Development and evaluation of
a palliative rehabilitation blended learning program
to support family caregivers of people with ALS
and cognitive and/or behavioral impairments

- a complex intervention study focusing on acceptance and perspectives

PhD dissertation

Lene Klem Olesen

HEALTH
AARHUS UNIVERSITY
2022

/v

AARHUS UNIVERSITY






Author

Lene Klem Olesen, PhD Candidate, OT, MA in educational psychology

Department of Public Health, Aarhus University & the National Rehabilitation Center for
Neuromuscular Diseases, Denmark

Email: leol@rcfm.dk

Supervisors

Principal supervisor

Charlotte Handberg, Associate Professor, Senior Researcher, PhD, MPH, RN
Department of Public Health, Aarhus University & the National Rehabilitation Center for
Neuromuscular Diseases, Denmark.

Co-supervisor

Karen la Cour, Professor, PhD, MSc, OT

Department of Public Health, Research Unit of User Perspectives and Community-Based
Interventions, University of Southern Denmark, Denmark

Members of the assessment Committee

Chairman of the committee

Lotte @rneborg Rodkjzer, Associate Professor, PhD, MHP, RN
Faculty of Public Health, University of Aarhus, Denmark

Opponents

Jakob Udby Blicher, Clinical Professor, Chief Physician

Clinical Professor at the Clinical Institute, the Health Science Faculty and the Head-Orto,
Aalborg University Hospital, Denmark

Chief Physician at the Neurological and Neurophysiological Department at Aalborg
University Hospital, Denmark

Marit Kirkevold, Professor, RN
Department of nursing science, Institute of Health and Society, Faculty of Medicine,
University of Oslo, Norway

Published by

Aarhus University,

Department of Public Health,

Bartholin Allé 2, DK-8000 Aarhus C, Denmark.
E-mail: ph@au.dk


mailto:leol@rcfm.dk

Financial support

[ would like to thank the patient organization The Danish Foundation for Neuromuscular
Diseases, the department of Public Health, Aarhus University, Denmark, and the National
Rehabilitation Center for Neuromuscular Diseases, Denmark, for their financial support.

All right reserved. No parts of this publication may be reproduced, stored in retrieval
systems or transmitted in any form or by any means, electronic, mechanical, photocopying,
recording or otherwise without indication of the source.



Acknowledgements

Looking back at my journey as a PhD student during the past three years [ would like to
express my deepest gratitude to all the people who made this work possible. Many thanks
to all the people who participated in this research project, both before and during the
EMBRACE program. You kindly shared your valuable time and personal experiences with
me and [ am humble and grateful for your contribution. I would also like to thank the
National Rehabilitation Center for Neuromuscular Diseases, Denmark, and all my
colleagues for their continuous support and belief in me.

[ would also like to thank my colleagues in the patient organization, The Danish
Foundation for Neuromuscular Diseases, the student-workers, Annette Mahoney, Nina
Tengberg, Astrid Lindman, and Inger Hornbeck for practical assistance.

My deepest thanks to my colleague and good friend Heidi With for the large amounts of
time we have spent together laughing and engaging serious discussions during the
development of video materials, manuscripts, and the execution and evaluation of the
intervention.

To my fantastic, lovely, and professional principal supervisor Charlotte Handberg for her
always spot-on supervision and encouraging critique. You stood by me whenever I needed
someone to lean on, and you continuously offered me professional, pedagogical, and warm
support through ups and downs. And finally, you never stopped pushing me forward
trying to expand and challenge my way of thinking, working, or presenting research.
Thank you for believing in me and for your enormous dedication to my project - it meant
everything!

To my wonderful and warm co-supervisor Karen la Cour, who always offered constructive
critique and meaningful and important insights in discussions. You assessed my work with
high professionalism and always left your ‘door’ open for further discussions. I really
appreciate your openness and warm way of supervising me.

To my parents and in-laws for always providing support and care for our children and
family during the PhD period and specially during the final run-up.

To my lovely and always supportive husband and kids for always believing in me and
cheering me on when things weren’t always a ‘walk in the park’. I love you all.



List of original articles

This PhD dissertation is based on the following original articles which will be referred to
by their Roman numbers.

Article |

Article 11

Article 111

Article IV

Reflections of family caregivers and health professionals on the
everyday challenges of caring for a person with amyotrophic lateral
sclerosis and cognitive impairments: a qualitative study

Olesen, L.K; la Cour, K.; With, H.; Handberg, C.
Published in: Palliative Care and Social Practice. 2022, February.

A cross-sectional evaluation of acceptability of an online palliative
rehabilitation program for family caregivers of people with
amyotrophic lateral sclerosis and cognitive and behavioral
impairments.

Olesen, L.K; la Cour, K.; With, H.; Mahoney, A.; Handberg, C.
Published in: BMC Health Services Research. 2022, April.

Experienced benefits and challenges of an online palliative
rehabilitation program for family caregivers of people with
amyotrophic lateral sclerosis.

Olesen, L.K; la Cour, K.; Nimmon, L.; With, H.; Handberg, C.

In preparation. Planned submitted to: Journal of Evaluation and the Health
professions.

Online peer-support among family caregivers of people with
amyotrophic lateral sclerosis and cognitive impairments in a palliative
rehabilitation blended learning program

Olesen, L.K; la Cour, K;; Thorne, S.; With, H.; Handberg, C.

In review: Journal of Evaluation in Clinical Practice. September 5t, 2022.

The articles are presented at the end of the dissertation



Abbreviations

Family caregivers

PALS/Cls

ALS
PALS
ALS/Cls
WHO
RCFM

MRC
ID
SOC
TFA
HW
MBSR

Caregivers (spouses/partners)

Person(s) with ALS and cognitive and/or behavioral
impairments

Amyotrophic Lateral Sclerosis

Person(s) with ALS

ALS and cognitive and/or behavioral impairments
World Health Organization

The national Rehabilitation Center for Neuromuscular Diseases,
Denmark

The British Medical Research Council
Interpretive Description methodology
Sense of Coherence

Theoretical Framework of Acceptability
Heidi With, group facilitator

Mindfulness-bases Stress Reduction



List Tables

Table 1.
Table 2.
Table 3.
Table 4.
Table 5.

Demographics characteristics on caregiver participants in study |
Demographics characteristics on professional participants in study |
Demographics characteristics on participants in study Il
Demographics characteristics on participants in study III

Demographics characteristics on participants in study IV

List Figures

Figure 1.
Figure 2.

Figure 3.
Figure 4.
Figure 5.
Figure 6.

Figure 7.
Figure 8.
Figure 9.

Figure 10.
Figure 11.
Figure 12.
Figure 13.

The overall qualitative design

The British Medical Research Council framework from 2021 in relation to the
sub-studies

Timeline for the four articles in the PhD project
The Theoretical Framework of Acceptability
The chronology of the PhD studies

The initial program theory of the complex palliative rehabilitation blended
learning intervention named EMBRACE, version 1.0

The Logic model of the EMBRACE intervention
The EMBRACE intervention

Flowchart study II

Findings from study I

Findings from study III

Findings from study IV

The refined program theory of the EMBRACE intervention, version 2.0



Contents

Preface. . —————————————————————
3 Tl 1€ (0 L
Amyotrophic 1ateral SCIET0SIS (ALS) . cereererreeseeseseessesssssesssessessessssssessssssssssssss s sssssssssssssssessssssesans
ALS and frontotemporal deMENTIA ... ccueereeeeeeeeeeseesesese e sseessesessessses s s e ss s ssse st
00§ 1CT =0 7= PP
Palliative rehabilitation ... ———————
YUY 03 0100 atuhr oY L = U AT
Rationale for this study and aim for the PhD

Overall aim and reSearch QUESTIONS ...t esee e sessss s esss e s ssss s s ss bbb
SEUAY-SPECITIC AIINIS covueeureeseerseessreesseersseesseessseessesssessssees s s s s RS R RS R AR R R RS R RS E Rt

1\ < o 4 LY

The overall methodological framework - The British Medical Research Council's (MRC) ....cccouecenmrern 16
Methodology - Interpretive DeScription (ID)....eeeemmeessneesssessssesssesssssessssssssssssssssesssssessnes
Theoretical framework - Sense of Coherence (SOC)
Theoretical Framework of ACCeptability (TFA) ..o eereeseeesssessesssessssessssssssesssssssssssssssssssssssssssssssssssssssassans
PrOZIaM thEOTY ..ceuieeeeereeeeeseesrtessecssees e sssees s s ss e s s RS E RS R SRR AR R AR
LIOZIC IMIOAEL ..evureeereeesseessesesssesesssesssssesss s ss e ssss e ss s bbb R RS8R RS E SRR R AR RS RS RR e
a0 Q0 =T oY= o o .
IMBENOAS. ..eucereeeeeeseenet e es s b sessssssee e s s bR a e E s AR R £ Ak SRR R R AR e
INAIVIAUAL TN EETVIEWS ccoureereeeeeerresseerssessseessseesssesssessssessse s e s s s s e E s bR R RS EeER RS E R

FOCUS SrOUDP INTEIVIEWS ..t bbb
PartiCiPant ODSEIVALIONS ....eerrrrsessesssssssss s s sssssssss s ssssssssss s ss s s ss st s sssas s sssssssssssens
L0 LTS 10 DB 1 o TP

Analysis of qualitative data - StUdY [, III aNd IV ..ncneisesssssssssessssssssssssssssssssssssssssssssssssssssssssssssnss
Development phase - the EMBRACE iNterVeNtioN. .....oeeueeeeseeseeseeeceseesesseesssssssssesssesssssesssesssssseses
The EMBRACE intervention, components, and delivery

ONINE SUPPOT T ceureturrerseesisssnessseessssssssesssessssssssessssssssessssssssessssssssassssesssessssassssesssassssssssnssssesssessssasssessssassssssssmssssassssssssesssmssssnssssnssss

2] 155 4T 1= B =T Vg 4 U =0 OO
In-class-components

OUL-0f-ClasS-COMPONENTS cc.uvverrieeririnessesssr s s s s
=] ] LSO
Chat room
Mindfulness-based stress reduction (MBSR).......

Diary writing ........... s



ANALY SIS cvtrrrereereesesssess s s ss s SRR RS R R R AR R 42

The researcher’s role ... ————————————— 43
Ethical considerations .......sss————————— 44
Ethical considerations related to the EMBRACE intervention (Study II-IV) ...cconseenneneeneennens 44
FINAINES ceuiiiriruisnsmsmssssssnsssssssssssssssssnsssssasssssssssssnssssssssssssss s sesssssasssssssssssesssasassnsesssss sesnsssassnsssnsassnsnsasanss 46
2N 0 (o] U= PPN 46
ATTICIE Ittt sttt es s s b s SRR SRR s R e a bbb b nbaes 47
ATTICIE Tttt et ee e s ess e b s s RS s R £ AR b s £ b s bt R es Hunebnes 49
2N (o] U= PSP 50
Discussion Of fINAINGS ... s 53
The meaning of ONIINE PEET-SUPPOTL ...wurreurieeereerereereeseessee s ssessessse s sessessssssssssssessss s s sssass st sasans 53
Reflections of cognitive and behavioral impairments of the PALS on study findings.......c..cccuveen.. 54
Navigating the illness related uncertainties as a caregiver of @ PALS/CIS ....ccoeneenmeeneeenseesernneenne. 55
Discussion of Methods ... ————————————————
Discussion Of MRC fTaMEWOTIKS .....ceeeereseeseersesseesssessesssesssessssssssssssssssssssssssss s ssssssssssssesssssssessssesssasssssens
Discussion of the ID MethOdolo@y ... sssessssssessesssssessssssssssssssans
LDy o) E =0 T0) (oo Uor=T B U oL =Yooy OO
REPIESENTAtIVE CrOAIDILILY cuuvreeseeureeeerueesseeesseersesssesssess s ssessses e ss s sessses s ss s s s bR R b
WAV 0 E=1 |74 (ol (oY o3 Voo
INEETPTELIVE QUENOTILY covuveeesrersseeruerersesesseessssessssseesssseessseessssessssse s s s s s bR RS R R R R
DISCUSSION Of SOC ceuieieureieeeeerte s seeseesse st s sss e s b s s s e s R s bR AR e bRt
DiISCUSSION Of the TFA ...ttt s ss s s bR s s
0] 1 Lol L 1)

Implications for online caregiver support
FULUIE reSEarCh ... e
ENGlish SUMMATY ..cccoiiismsmsmsssssmsssssssssssssssssssssssssssssssssssssssssasssssssssssssssssasssssssssssssssssassssssssassssssssasss
DANSK FE@SUIME ....urrirsssssssssssssssssssssssssssssssssssss s s s s s s s sssssssssssssssssasssssasss s s s e s sn s s e s snssssssssssases
2 2] =) 1 (oL
2 o L] (T,
L 0 80 4 0




PREFACE

Preface

Family caregivers, like spouses and partners of persons with amyotrophic lateral sclerosis
and cognitive and/or behavioral impairments are highly affected and burdened by the
rapidly progressive and devastating neurodegenerative disease of their partners. They
struggle with multiple challenges and experience various needs which call for a palliative
rehabilitation intervention that supports their comprehensibility, manageability, and
meaningfulness of everyday challenges related to and the loss of the persons with
amyotrophic lateral sclerosis and cognitive and/or behavioral impairments. Interventions
that meet and support these multiple and complex needs are still missing from exiting
literature.

The aim of this PhD dissertation was thus to develop and evaluate a new palliative
rehabilitation blended learning program targeting and supporting family caregivers of
persons with amyotrophic lateral sclerosis and cognitive and/or behavioral impairments
in dealing with everyday challenges and needs related to the affected partner.
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BACKGROUND

Background

The dissertation focuses on family caregivers (hereafter referred to as caregivers), i.e.,
spouses and partners, of persons with amyotrophic lateral sclerosis and cognitive and/or
behavioral impairments (PALS/Cls). To ease the reading and set the context of the PhD
project, a brief presentation of ALS and cognitive and behavioral impairments is provided
initially followed by an introduction to the caregiver role and burden and the challenges
and needs experienced by caregivers in everyday life. This is followed by a description of
a palliative rehabilitation approach and finally, previous support initiatives.

Amyotrophic lateral sclerosis (ALS)

ALS is an incurable heterogeneous neurodegenerative disorder that affects upper and
lower motor neurons [1]. The symptoms comprise muscle weakness, spasticity,
dysarthria, dysphagia, respiratory failure, and subsequent paralysis of the muscles [2].
ALS often has a focal onset and later relentlessly spreads to different body regions [1].
Respiratory failure mostly attributes to death within 2-5 years from disease onset [1]. The
ALS-incidence in Europe is increasing, ranging from 2.1 - 3.8 per 100,000 [3]. Because
there is no cure, most medical care focuses on symptom management, slowing down
progression, prolonging respiratory function and addressing dysphagia [4] as well as
offering palliative care to maximize quality of life for the persons with ALS (PALS) and
their caregivers [5]. PALS often stay at home with their spouse or partner becoming the
primary caregiver and thereby serving as an important component in the provision of care

[6].

ALS and frontotemporal dementia

ALS is described as a multisystem disorder because of the clear clinicopathological
relationship with frontotemporal dementia [7, 8]. The extra motor-manifestations in
relation to ALS vary in degree and forms and concern changes in behavior, language
impairments, and executive dysfunctions [9]. In approximately 50 % of the ALS-cases, the
cognitive and behavioral impairments occur at a mild to moderate degree [9, 10]. In 10-
15%, the symptoms are severe enough to fulfill the diagnostical criteria for frontotemporal
dementia [11-14]. Most frequent changes in cognition concern the executive dysfunctions
and language impairments [15]. The behavioral impairments concern apathy, stereotyped
behavior, disinhibition, loss of sympathy and empathy, and dietary changes [15].
Recognizing and paying attention to the behavioral and/or cognitive impairments is
crucial since they are related to significantly shorter survival time [16-18]. In fact, persons
with ALS and frontotemporal dementia have a nearly three times higher risk of early death
than people who “only” have ALS [19], which might be explained by noncompliance in the
use of medical interventions [18-20]. In this dissertation the abbreviation “PALS/CIs” is
used to describe the person(s) with ALS regardless of whether the impairments are
related to the cognitive or behavioral impairments or both.
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Caregivers

Living with a partner who suffers from the devastating and fatal ALS disease is a complex
and difficult experience [21, 22]. Research shows that caregivers are highly affected by the
deterioration of their partners who have ALS as they struggle with a very demanding role
and high burden [23, 24]. ALS is described as a family illness because partners often
assume primary responsibilities for the comprehensive and complex care that inevitably
will increase as ALS progresses [21]. For instance, they are expected to provide physical
and emotional support and assist in decision-making [23] without being trained [25].
Furthermore, a recent study found that caregivers experience difficulties with practical
issues related to the extra responsibilities that come with the caregiving role [26-28], such
as managing the household and finances [4, 29]. Nevertheless, they frequently refrain from
seeking or accepting support due to difficulties in balancing personal time with caregiving
responsibilities [30].

The heavy caregiving tolls decrease the caregivers’ quality of life [31, 32] as they struggle
with limited time and a restricted social life [26, 27] which, in turn, cause feelings of social
isolation [33]. ALS results in many transitions for the caregivers, one being the change in
their relationship from being a spouse/partner to becoming a caregiver [4, 29]. Such
transitions are inescapable with ALS and cognitive and/or behavioral impairments
(ALS/CIs), and a study found that psychological distress in caregivers of PALS may be
related to lower perceived control over caregiving [34]. Caregivers experience difficulties
with emotional issues from witnessing their partner’s health deteriorate, role changes,
and their own distress [28]. A scoping review on supportive care needs of PALS and their
caregivers found that the caregivers experience emotional problems like hopelessness,
despair, frustration, sadness, feeling drained, depression, and fear [35]. In fact,
psychological distress is higher in caregivers than in PALS, and the caregiver burden
increases consistently throughout the trajectory [6].

The presence of cognitive and behavioral impairments (e.g., apathy, disinhibition, and
executive impairments) in PALS is known to cause a high caregiver burden [36-40]. Lillo
et al. (2012) found that caregivers are more burdened by behavioral impairments in the
PALS than the physical disability caused by ALS [39]. Further, behavioral impairments like
disinhibition, impulsivity, apathy, and changes in eating habits, of the PALS are negatively
associated with caregiver burden and quality of life [25, 32, 34, 37, 41]. Research shows
that caregivers of PALS and frontotemporal dementia are three times more likely to report
a higher burden, assessed by the Zarit Burden Interview, than those caring for PALS
without frontotemporal dementia [42], which underlines the negative consequences of the
cognitive and behavioral impairments on the caregivers’ everyday lives and leisure [42-
45]. Thus, caregivers of PALS/CIs have been placed in the highest group of all caregivers
for stress [46]. Major and minor depression in ALS caregivers have been reported [24, 47]
and anxiety and depression are long-term predictors for burden [48]. Lack of information
for caregivers can evoke negative emotional effects such as anxiety, depression, and
uncertainty [33, 35]. It is therefore not surprising that they experience a significant need
for information earlier in the trajectory in order to prepare for and handle the disease as
it progresses [4]. Nor that they express a need for practical, social, informational,
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psychological, physical, emotional and spiritual support [35]. Further, they express a need
to share feelings, emotions, and experiences with people who are in similar situations [49].
Research shows that ALS causes lasting impact on the caregivers after the death of their
spouse, and involvement of caregivers of deceased PALS is therefore important when
trying to create awareness of the caregivers’ needs [50].

Palliative rehabilitation

The World Health Organization (WHO) states that all people should have access to
universal health coverage, which includes prevention, promotion, treatment,
rehabilitation and palliative care [51]. In this dissertation, palliative rehabilitation
constitutes the framework for the supportive intervention for the caregivers of PALS/Cls.
Palliative care is associated with care of persons with a life-threatening illness focusing on
relief of suffering and “total pain” per se [52, 53]. Total pain was first described by Cicely
Saunders in the early 1960s and recognizes pain as multi-facetted and related to suffering,
e.g., comprising physical, mental, material, social and spiritual aspects [54]. While
rehabilitation is associated with recovery and full functioning, focusing on physical
capability per se [52, 53]. Nevertheless, palliative care and rehabilitation have
convergences such as both being interdisciplinary fields and having quality of life as an
overall goal [52, 55]. Palliative rehabilitation focuses on enabling people to participate as
fully as possible in all aspects of everyday life whereas the holistic perspective of palliative
care may support caregivers in maintaining dignity, autonomy, and self-care [55-57]. The
aim of palliative rehabilitation is to empower people to adapt to their new life situation
through constructively coping with losses resulting from deteriorating health while at the
same time maintaining dignity [53, 58]. Palliative rehabilitation often focuses on the needs
of the affected person's [53, 58-60]. However, caregivers of PALS/CIs must go through a
parallel process of having to adapt to a new life situation just like the affected person [61,
62], which is why this PhD project focused on the caregivers’ needs for alleviation of grief,
mourning and support functioning. Caregivers constantly have to adjust and deal with
changing needs as ALS/CIs progresses and the combination of palliative care and
rehabilitation of the caregivers is therefore important during their partners’ unpredictable
and chaoticillness trajectories [52]. Research on palliative rehabilitation interventions for
caregivers is sparse [52, 63]. Nevertheless, palliative rehabilitation seem important
because ALS and the cognitive and/or behavioral impairments are complex diseases that
entail continual losses and challenges for the caregivers that could be accommodated by
different intervention initiatives [52]. A recent literature review on rehabilitation and
palliative care suggest that the two approaches could be regarded as a continuum of care,
as both assuming that a person can benefit from their combined support [52]. Further, the
review shows that the combination of palliative care and rehabilitation works within and
across different organizational contexts [52].

13
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Supportive initiatives

Different supportive interventions that aim to reduce maladaptive coping strategies as a
means to improve the well-being of caregivers have been developed during the last decade
[30, 64-67] and may even enhance caregiver coping with ALS [23]. However, a recent
study points to the importance of timely, problem-focused coping strategies to caregivers
provided by a multidisciplinary ALS-team in order to alleviate their caregiver burden [42].
Caregivers need more supportive interaction and information about their partners’
disease and end-of-life phase [21, 35]. Furthermore, information on cognitive and
behavioral impairments provided by professionals may help caregivers of PALS
understand and deal with symptoms [46]. Active planning within a multidisciplinary care
setting provides an avenue for caregivers of PALS and frontotemporal dementia to
proactively cope with cognitive/behavioral impairments that will induce improved care
and reduce the risk of caregiver burnout [42]. One way of providing such support is to
facilitate peer-to-peer contact and a space within which they can share experiences [68].
Peer-support creates solidarity and mutual understanding which lead to a sense of hope
and gratitude for life [69]. However, because of the limited time available to caregivers in
daily life and the sometimes rapid deterioration associated with ALS, it is necessary to
develop caregiver support that is specific to this population and easily integrated and
generalizable across ALS care settings [42]. Telemedicine is one way of offering accessible
support to caregivers [23, 70]. Online media removes some of the strains of travelling and
thereby lowers stress in ALS-caregivers [71]. Online support enhances accessibility and
provides a flexible platform that enables caregivers to participate where and whenever
they have a moment [65, 72]. For caregivers with a magnitude of responsibilities and
limited time, online support is the only option [65, 72].

In Denmark, ALS-care is provided by both public and private healthcare services,
nationally or locally based. Multidisciplinary ALS-teams at the hospitals are responsible
for the diagnosis, treatment, and continuous ambulant follow-ups of PALS. Palliative care
is offered by public institutions located in or outside hospitals. The PALS’s daily need for
help, support and rehabilitation is mainly placed within local care settings. PALS are
offered referral to the National Rehabilitation Center for Neuromuscular Diseases (RCFM),
a highly specialized outpatient hospital financed by the Danish government [73]. RCFM’s
role is to support the public social and health care system with specialized rehabilitation
of people with different kinds of neuromuscular diseases, including ALS [74]. RCFM
cooperates with the person having a neuromuscular disease, their families, and
professionals in public and private care settings and at hospitals. All services provided by
RCFM are free of charge and covered by the Danish welfare system [75]. Neurological
hospital departments refer about 95% of all PALS to RCFM, whose professionals are
organized in multidisciplinary teams, consisting of occupational therapists,
physiotherapists, nurses, medical doctors, psychologists, and social workers [76]. This
PhD project is carried out in affiliation with RCFM which constitutes the project setting.
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Rationale for this study and aim for the PhD

As outlined in the introduction, there was a profound need for accessible support
interventions for caregivers dealing with everyday challenges related to PALS/ClIs.

e C(Caregivers often take great part in the care of their relatives without being trained.

e C(Caregivers lack information on potential consequences of ALS including the
expectancies of cognitive and/or behavioral impairments.

e C(Caregivers ask for support but often end up declining or dropping out of
interventions due to heavy caregiving responsibilities, lack of time, and a high
caregiver burden.

e Research shows that caregivers are more burdened by the behavioral impairments
than by ALS alone and that their psychological distress is worse than that of the
PALS.

e Accessible palliative rehabilitation interventions for caregivers of PALS/Cls seem
to be missing.

Overall, there is an unmet need for investigating how palliative rehabilitation
interventions that support caregivers of PALS/Cls in dealing with everyday challenges and
reduce the negative consequences of the disease could best be designed. The introduction
section mentions methods and strategies designed to support the caregivers in dealing
with these complex challenges, however, interventions are highly dependent on the
context in which they are implemented. It was therefore crucial to tailor the support
intervention for caregivers of PALS/ClIs to the setting of RCFM [77, 78].

Overall aim and research questions

The overarching aim of this PhD project was to develop and evaluate an online targeted
palliative rehabilitation blended learning program named EMBRACE to support caregivers
of PALS/Cls in dealing with everyday challenges and needs.

Study-specific aims
The four sub-studies in this dissertation will address the following aims:

To explore the reflections of family caregivers and professionals of deceased PALS/CIs on
everyday challenges and needs related to the PALS/Cls.

To investigate the acceptability of a new online palliative rehabilitation blended learning
program (EMBRACE) for family caregivers of PALS/ClIs.

To explore the experienced benefits and challenges of a new palliative rehabilitation
blended learning program (EMBRACE).

To understand what goes on in online peer-support in a new palliative rehabilitation
program (EMBRACE) among caregivers of PALS/Cls.
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Methods

First, [ will briefly introduce the design and elaborate on the overall methodological
framework for the dissertation. Second, I will present the methodology and the two
theoretical frameworks. Third, a program theory and a logic model used to develop, guide,
and evaluate the intervention are illustrated. Fourth, methods employed in the four
studies are briefly presented. Fifth, each study is presented by design, sampling/
recruitment, data, and analysis. Finally, the ethical considerations and the researcher’s
role are discussed.

Design
Due to the nature of the study aims, a qualitative design was chosen for study I, II, IIl and

IV (Figure 1).

Figure 1. Presentation of the overall study design, data, and analysis.

The overall qualitative design

Study I (ArticleI)
Aim:to explore the reflections
of everydaylife challenges and

needs among caregivers of
deceased PALS/Clsand
professionals

Data
11 individual interviews with
seven caregivers of deceased

PALS/Cis and four professionals

One focus group interview with
five professionals

Study II (Article IT)
Aim: to explore the participants’
acceptability of EMBRACE

Data
Ten individual interviews with
caregivers of PALS/Cls
Participant observations from
16 virtual group meetings
during the intervention

Study III (Article I1I)
Aim: to explore the participants’
perceived benefits and
challenges of EMBRACE

Data
23 individual interviews pre-
and post-intervention with 13
caregivers of PALS/Cls

Study IV (Article IV)
Aim:to unfold what goes onin
online peer-supportin
EMBRACE

Data
Participant observations from
17 virtual group meetings
during the intervention

Analysis Analysis Analysis Analysis
Interpretive description (ID) Theoretical Framework of ID and SOC ID and SOC
metodelogi and the teoretical Acceptability (TFA) and SOC

framework Sense of Coherence
(SOC) by Antonovsky
. ' v .
Development Feasibility Evaluation Evaluation

The overall methodological framework - The British Medical Research Council's
(MRC)

The British Medical Research Council’s (MRC) framework on developing and evaluating
complex interventions in health guided the methodology of the whole PhD project [77-79].
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This PhD project was initially guided by the MRC guidance from 2008 and modified
according to the updated 2021 MRC framework.

A complex intervention is defined as interventions containing several interacting
components [80]. The components concern the number of difficulties in behavior changes,
number of groups or organizations participating, variability of outcomes and degree of
flexibility and tailoring [80]. The MRC guidance from 2008 consisted of four non-linear
phases including a development, feasibility/piloting, evaluation and implementation
phase [80]. Going through each phase, researchers must assess and address main
uncertainties such as the study design, the intervention, and/or implementation
procedures [79, 81]. In 2021, the MRC published the latest update on the framework
(Figure 2) [77, 78]. The phases now concern: 1) developing or adapting an existing
intervention or identifying an already existing intervention and exploring its options for
evaluation. 2) feasibility and acceptability. 3) evaluation assessing if the appropriate
methods to address the research question are being used and 4) implementation. Six core
elements have been defined and should be assessed and addressed before moving to the
next phase. They are a) context (any feature of circumstances in which the intervention is
conceived, developed, evaluated and implemented); b) develop, refine, and (re)test
program theory; c) engage stakeholders (patients and members of the public, or those who
are targeted by the intervention or policy or involved in developing or delivering the
intervention); d) identify key uncertainties (that is already known from either the program
theory, stakeholder, or the research team); e) refine intervention (fine tuning or making
changes to the intervention once the prototype has been developed); f) economic
consideration (determining the comparative resource and outcome consequences of the
intervention for the people and organizations affected)[77, 78]. The updated framework
is defined as a framework and not a guideline, enabling a more flexible and pragmatic use
of different designs to develop and evaluate complex interventions [77, 78]. Further, it
emphasizes the need for greater attention to understanding the “how” and under which
circumstances an intervention brings changes [82-84]. The MRC now underpins the
necessity of using qualitative methods to explore and fully grasp the complexities involved
when developing and evaluating complex interventions and of being able to make the
needed refinements of the intervention along the phases described within the framework
[77,78].

The MRC framework was used in the project because of its structured approach which is
suitable to address several uncertainties regarding the target population, the intervention,
and the context [77, 78]. Regarding the caregivers of PALS/Cls there were uncertainties
about what their actual challenges and needs were and how an intervention could best fit
in and support them in their complex everyday lives. As for the intervention, there were
uncertainties about how to modulate and deliver the content needed in the most suitable
manner for this highly burdened group of caregivers; how the blended learning format,
including the length of the intervention, size and composition of the groups, and the
number of videos and other intervention components would be relevant, beneficial, and
accepted by the participants?
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The approach was pragmatic indicating that the intervention setting was the “real” world
[85]. The overall focus was to systematically develop an acceptable and beneficial practice-
oriented supportive intervention targeting caregivers of PALS/CIs and to make the
intervention sustainable to fit well into the real world setting and the clinical practice at
RCFM.

The PhD project was divided into four sub-studies, covering three phases of the MRC
framework (Figure 2). Phase one in the MRC framework concerned development and
modelling, phase two investigated acceptability, and phase three evaluated the benefits
and challenges of the intervention. Furthermore, the third phase also entailed an
investigation of what goes on in online peer-support among caregivers of PALS/CIs in
EMBRACE. Figure 3 portrays the chronology of the four sub-studies.

Figure 2: The MRC framework from 2021 in relation to each sub-study [77]. Derived from
Skivington, Matthews et al. 2021, an open access article distributed under the terms and
conditions of the Creative Commons Attribution (CC BY) license Creative Commons -
Attribution 4.0 International - CC BY 4.0. This figure is also reproduced with kind
permission from Dr. Kathryn Skivington.
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Figure 3. Timeline illustrating the chronology of the four articles and their work process.

2019 2020 2021 2022
Oneoi
Article I ng01r%g Empirical
analysis
Article II Ong01r?g Empirical
analysis
Article III Ongoing analysis Empirical
Article IV Ongoing analysis Empirical

The 2021 MRC framework systematically addresses new core elements, that [ have not
directly addressed in the dissetation. Nevertheless, all the core elements have been
assessed and addressed indirectly throughout the development and evaluation process of
the intervention. To estimate the economic aspects of the implementation of EMBRACE in
the clinic at RCFM the following cost were included: hours spend on preparation,
recruitment, and execution of EMBRACE by a group facilitator, secretarial help with the
aforementioned, and annual payment to the online hosting platform Simplero.

To be able to modulate and refine the intervention through all phases of the MRC
framework, the intervention setting, and design and the included components were
continuously and systematically assessed and addressed by the research team [77, 78]. In
line with the 2021 framework awareness of the importance of context was considered,
e.g., when the COVID-19 pandemic forced me to convert the intervention into an entirely
virtual setting.

Methodology - Interpretive Description (ID)

In consistence with the explorative aims of the studies in this dissertation, ID informed the
methodology in study I, III and IV [85]. ID is a qualitative inductive analytical
methodology that aims to develop new inquires that are translated into practice for the
benefits of informing and advancing practice [85]. ID seeks to unravel and gain a deeper
understanding of human phenomena by taking a point of departure in problems and
challenges raised in the real world practice [85]. The research question must therefore
always be practice-oriented [85]. ID seeks to construct a coherent description and in-
depth interpretation of the relations and patterns within the phenomenon studied by
moving beyond the self-evident and not controlled by the evidence-based knowledge [86].
Although ID draws on an interpretive explanation of data like ethnography, grounded
theory and phenomenology, it was developed because of a need to go beyond the
descriptive level to understand the “so what” of the research phenomenon and to avoid
the problems related to classic methodologies [85]. The classic methodologies seek to
develop theories or understandings about a phenomenon but not necessarily always to
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identify applicable and useful findings to be used in practice [85]. In contrast, ID has an
applied health research focus throughout the research process [85]. ID is a pragmatic
methodology that allows the researcher to use and combine various methodologies
and/or theories necessary to help fully capture the phenomenon under study [85]. This
pragmatic and eclectic approach is useful when exploring new fields because the flexibility
allows for unexpected findings and for making the necessary adjustments before moving
forward [85, 87]. However, ID strives to maintain sufficient rigor to ensure credibility by
providing an organizing logic during the different study phases [85, 87, 88]. The
methodology draws on social constructivism as well as critical realism [86]. The
epistemology of ID entails that human experiences are constructed and impacted by social
and contextual factors, which create multiple, subjectively constructed realities to be
explored inductively [85]. A way of exploring such realities is by asking people about their
experiences and entering the field to observe them in order to discover the impact of
contextual and social factors on the matter being studied [85]. ID’s epistemology is
different than the hermeneutic one which focuses on the experiential context in which the
individual’s actions evolve and become meaningful, and the inquiry lies within a dialectic
known as the hermeneutic circle [89]. In ID, everything is explored through an interpretive
lens that is influenced by the epistemology of the methodology applied (or theory if such
one is applied), which may be used to structure and guide the study and analyze data, for
instance, to qualify and develop an interview guide [85].

ID was chosen as the methodology because of its applicability to inform and advance the
support of caregivers of PALS/CIs in the RCFM practice through this PhD project [85]. ID
seemed particularly useful for this purpose because of its practice-oriented approach, the
research’s origin in practice, and the inductive and pragmatic approach, that allowed for
methodological freedom to design the project that was most suitable for the research
purposes [85]. ID allowed for a conceptual and epistemological framework and strategy
which was beneficial in guiding the methodological path [85]. Finally, ID is compatible
with the epistemology of the frameworks (the MRC and Sense of Coherence) used in this
dissertation, with regard to the individual’s interaction with its environment which is
constantly changing and it prescribes that research focus should be on the individual in its
context [77, 85, 90].

Theoretical framework - Sense of Coherence (SOC)

To accompany ID, SOC was employed as both a methodological framework to inform the
development of the intervention and as a theoretical framework to help understand the
participants’ health and actions as they go through the stressful and chaotic phase of life
as caregivers of a PALS/Cls [90, 91]. According to the founder of SOC, Aaron Antonovsky,
SOC is not a theory that aims at keeping people well, it is the answer to the Salutogenesis
question [92], i.e. what are the origins of health [91]?

“Rather, in than it derives from studying the strengths and weaknesses of promotive,
preventive, curative and rehabilitative ideas and practices, it is a theory of the health of
that complex system, the human being” (Antonovsky, 1996, p.13) [92].
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SOC refers to a life-orientation that is structured, manageable and meaningful, or coherent
[93]. SOC rests on three core elements: comprehensibility, manageability and
meaningfulness [92]. The elements reflect the individual’s way of thinking, being, and
acting [90], thereby representing the individual’s view of life as well as their ability to
maintain health in spite of stressful situations [90, 93]. Comprehensibility is the cognitive
component that refers to the extent to which the individual perceives the stimuli that they
are confronted with from both internal and/or external environments as ordered,
consistent, structured and clear, and that the information make sense cognitively [90].
Manageability is the instrumental /behavioral component and refers to the extent to which
the individual perceives that resources that are at their disposal are adequate to meet the
demands posed by the stimuli they are faced with [90]. The final element, meaningfulness
is the motivational component that refers to the extent to which an individual feels that
life makes sense emotionally, and that problems and demands are worth investing energy
in and that they are regarded as challenges more than burdens [90].

Antonovsky assumes that chaos and change is a normal state of life but that humans cope
with these individually and therefore experience different impact on their health [90, 91].
Humans interact with the constantly changing surrounding environment and is affected
by it [90]. Antonovsky sees a close connection between mental health and SOC [93] and
describes health as a continuum between ease and dis-ease [94]. A high SOC is related to
a better perceived health (ease) while a lower SOC is related to a larger consumption of
medications (dis-ease) [95]. A high SOC could therefore be considered a resilience factor
because it reduces stress and decrease internal and external problems [95].

SOC was suitable for this PhD project because caregivers of PALS/Cls face chaos and stress
during everyday life, and their health is naturally impacted by the fatal and devastating
situation of their partner with ALS/Cls. As a methodology SOC informed the development
and tailoring of the EMBRACE intervention as means to enhance the participants’
comprehensibility, manageability, and meaningfulness, and thereby their sense of
coherence. As a theoretical framework SOC helped to understand why and how some
participants in EMBRACE cope well with life challenges while others do not which is
important as means to target health promoting initiatives better in the future [90, 91, 95,
96]. The SOC elements helped understand the components in EMBRACE and how these
either promoted or restrained the participants’ overall sense of coherence. Further, SOC
indirectly guided the design, interview and participant observation guide, analysis and
writing of findings for all four studies (Figure 1).

Theoretical Framework of Acceptability (TFA)

The TFA was used as a theoretical framework to help investigate the participants’
acceptability of the intervention. Acceptability of an intervention is key to successful
implementation [97, 98] and necessary but not enough for the effectiveness of an
intervention [99]. Content, context, and quality of care may impact participants’
acceptability [99], and research shows how participants who accept an intervention are
more likely to adhere to treatment recommendations and thereby benefit from clinical
outcomes [100, 101]. In line with the MRC framework, predefined progression criteria
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related to the participants’ acceptability of the intervention were used to investigate their
acceptance of EMBRACE [77, 78]. The aim of assessing acceptability was to clarify whether
an evaluation of EMBRACE was feasible [77, 78]. Lack of and failure to provide clear
definitions of acceptability when evaluating and implementing complex interventions
contributed to the development of the TFA [99]. The TFA consists of seven concept-driven
constructs: affective attitude, burden, ethicality, intervention coherence, opportunity
costs, perceived effectiveness, and self-efficacy that can support investigation of
acceptability prospectively, concurrently and retrospectively (Figure 4) [99]. The TFA is a
multi-faceted framework representing the extent to which people delivering and receiving
the healthcare intervention find it appropriate based on anticipated or experiential
cognitive and emotional reactions to the intervention [99]. The TFA was chosen to
strengthen the investigation of the participants’ acceptability of EMBRACE through the
nuanced deductive constructs of acceptability and was applied in study II (Figure 1).

Figure 4. The Theoretical Framework of Acceptability with its seven constructs [99]. The
framework illustrates the periods of data generation and methods used. Inspired by
Sekhon, Cartwright et al. 2017, an open access article distributed under the terms and
conditions of the Creative Commons Attribution (CC BY) license Creative Commons -
Attribution 4.0 International - CC BY 4.0
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Figure 5. An overview of the PhD process and its sub-studies.
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Program theory

As recommended by the MRC framework, a program theory was developed initially to
illustrate the prioritized needs and expected outcomes related to specific intervention
components as well as the interaction between these (Figure 6) [77, 78]. The focus of the
project was overlapping, looking on both the inputs, processes, and outcomes, and
illustrated by an effectiveness, system and theory-based approach which is often used in
conjunction within complex interventions [77, 102]. Using a visual representation, the
program theory articulates the multiple ways it may generate outcomes and the
complexity that premises the EMBRACE intervention. Through the PhD project and the
first three phases of the MRC framework, the program theory was iteratively adjusted
according to learnings and new guidance was developed for the next steps (see figure 13

p. 52).
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Figure 6 Initial program theory of the complex palliative rehabilitation blended learning
intervention named EMBRACE. Version 1.0.
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A logic model was developed during the initial phase of the development process of
EMBRACE to illustrate the assumptions, inputs, activities, outputs and intended outcome
of the intervention (Figure 7) [78]. The complex processes of EMBRACE is presented as a
linear process in the logic model, however, this should not be misinterpreted as ‘simple’

[103].
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Figure 7. Logic model of the EMBRACE intervention.
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The PhD project was affiliated with RCFM in Denmark (described on p. 14). EMBRACE
was delivered online using Microsoft Teams and Zoom and the online hosting platform

Simplero.
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Methods

Individual interviews

Interviews were employed as a method to gain access into the participants’ lifeworld, their
experiences, and thoughts [104]. One-on-one interviews were preferred to facilitate an
intimate environment where the participants would feel safe to share and elaborate on
their deepest thoughts and reflections on everyday challenges and needs (study I),
acceptance of EMBRACE (study II) and the benefits and challenges related to EMBRACE
(study III) (Figure 1). One-on-one interviews were also chosen for ethical reasons with
sensitive topics being touched upon in the interviews and to ensure that focus was on one
specific person and their experiences. Because of the sensitive topics and the potential
emotional impact on the participants, a debriefing was made after the interviews to ensure
that they were in a balanced state when finishing the interview [105]. I collected all the
interviews as part of the development process (study I) and pre- and post-intervention
(study II and III). The post-intervention interviews allowed for more profound questions,
deriving from the stories told during virtual group meetings and from participant
observations of the virtual group meetings that needed to be further explored and
elaborated in the post-intervention interviews.

All interviews (individual and focus group, see below) were performed as semi-structured
to ensure a certain focus on the specific research questions for study I, II, and III [104].
Interview guides were developed and consisted of open-ended questions related to the
research questions (appendix 1-4). All interviews were audio recorded to ensure
authenticity of the participants’ terminology and expressions and for subsequent
transcription in verbatim to support data analysis. Interviews were performed either in-
person at RCFM, at the caregivers’ home, or at their workplace, or by phone, or via
Skype/Microsoft teams.

Focus group interviews

Interviews with professionals in study I were conducted as focus group interviews to
facilitate group discussions, elaborations and foster a recall of experiences around
everyday challenges and needs related to supporting PALS/CIs and their caregivers
(Figure 1). Purposive sampling was applied to ensure maximum variation e.g., different
job functions, professional backgrounds, and experiences with PALS/Cls. Attention during
the interview was on the potential power-relation or hierarchy between the participants
and how this might impact on the group dynamics, e.g., visitation consultants vs healthcare
assistants/helpers, nurses vs healthcare assistants/helpers, and professionals with
profound experience vs limited experience. Furthermore, attention was on the
familiarization between some of the participants but not among all of them. This
awareness meant that [, as the interviewer, could help facilitate the dialogue when needed,
when, for instance, the same person talked all the time. Heidi With (HW), ALS-consultant,
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nurse, and family therapist from the research group, attended the focus group interview
as an assistant moderator.

Participant observations

Participant observations were chosen as a method in study II and IV with the aim to
generate data on and understandings of the participants’ acceptability of EMBRACE
(study II) and what goes on between the participants in the online peer-support format
of EMBRACE (study IV) (Figure 1). Participant observations enabled focusing on the social
practice, interactions, verbal and nonverbal communication as well as the relations
between the participants in the virtual group meetings [106]. To grasp the group
discussions, the participants’ perspectives and behaviors and to reduce interference with
group discussions, the observer role was moderate, i.e.,, my presence and role during the
virtual group meetings were known by the participants and the group facilitator (HW), but
[ did not actively participate or only occasionally interacted with the group during
meetings [107]. My researcher role differed from that of the participants and group
facilitator as I aimed to become explicitly aware of the behaviors and interactions of the
participants observed and to record these using field notes [106].

[ interacted with the participants on the first meeting where [ welcomed and introduced
them to the intervention. Participants were reminded that the meetings would be
recorded and that I would observe every meeting with my camera turned off. After
replying to potential questions from the participants, I then turned my camera off,
“leaving” the participants with the group facilitator. At the end of the final meeting, the
group facilitator invited me “back” into the meeting, where I turned my camera on and
thanked them for their willingness to participate and informed them about the future
process of the PhD project including the articles that would be based on the video-
recordings.

Participant observation guides were developed and applied to strengthen and focus the
participant observations to the area of research (appendix 5-6). The participant
observations consisted of observations and field notes from the virtual group meetings
which enabled explorations of interactions, behaviors, and perspectives without indirectly
interrupting the participants. Field notes were collected using a wide-focus and
descriptive approach to the observations [107, 108]. After a virtual group meeting had
ended, the group facilitator and I individually spend 15 minutes on a non-stop writing
exercise. The following day we met and discussed our notes from the exercise to capture
and understand the participants’ interactions, perspectives, and reflections, but also to
ensure that the intervention was proceeding and delivered as planned. If not, small
adjustments were made, e.g., a reminder to stop sharing slides while the participants were
making their take-away message. I collected the participant observations during the two
rounds of the EMBRACE intervention, and the main supervisor (Charlotte Handberg)
retrospectively watched all the recording to enhance reliability of the coding.
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Questionnaires

In study III, two questionnaires were used as background characteristics on the
participants' self-reported pre- and post- intervention levels of burden, anxiety, and
depression (appendix 7 and 8). The questionnaires were the Zarit Burden Interview (ZBI)
and the Hospital, Anxiety and Depression Scale, commonly applied in ALS-research. The
questionnaire versions in Danish were used as the participants were native Danish
speakers. The ZBI has undergone a linguistic validation methodology [109], and the HADS
is validated in Danish [110]. The ZBI measures the experienced burden in caregivers [24,
111, 112]. Questions are scored from 0-4 points, and the total score ranges from 0 to 88
points, higher scores reflect greater burden [113]. A score 224 indicates a clinically high
burden and helps to identify caregivers of PALS who are at risk of caregiver burden [37].
HADS measures the levels of anxiety and depression and consists of 14 items, divided into
two 7-item subscales of anxiety and depression [114]. Scores are divided into three sub-
groups, 0-7, 8-10, and 11-21, with a cut-off 28 indicating possible cases of anxiety or
depression [114]. The questionnaires were attached in emails to all the enrolled
participants and again forwarded by email right after finishing the intervention. One
reminder to fill out and return the questionnaires were forwarded to the relevant
participants who had not replied within a period of two weeks. Participants'
characteristics were separated into a drop-out group and an intervention group with
characteristics being represented by median sum score and range of burden, anxiety, and
depression pre-intervention for the drop-out group and pre- and post-intervention for the
intervention group.
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Studies

The four studies are described briefly below with references to the previous sections on
methodology, theoretical frameworks, and methods.

Study I - article I

Design

A qualitative design employing individual and focus group interviews were applied (p. 26).
The study was guided by the MRC framework, ID and SOC (p. 16-20)(Figure 1) [77, 78, 85,
90].

Samling and recruitment

Caregivers of deceased PALS/Cls and professionals were included (described separately
below).

Caregivers

Participants were eligible if they had either lived with the deceased or had been a close
relative to the deceased within the last six month, and they were not eligible if they had
previously been cooperating with me. Participants were asked to describe their partner or
parent’s cognitive and/or behavioral impairments and were included based on their
perceptions.

Caregivers were recruited through Facebook groups for caregivers of PALS and on RCFM’s
website and Facebook page. Thirteen caregivers wished to participate and seven were
included (Table 1). Reasons for exclusion were PALS/CIs were still alive or the caregiver
did not perceive their partner or parent as cognitively and/or behaviorally impaired.
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Table 1. Demographic characteristics of the caregivers that participated in study I.

Participants - caregivers (n=7)
Gender Male 1
Female 6
Age <22 1
23-45 1
47-55 2
56-65 2
>66 1
Relation Married/spouse/partner
Adult child 2
Occupational status working 4
Retired 3
Years of ALS-trajectory <1 0
2-3 6
4-5 1
Professionals

The professionals were eligible if they had formal experience of caring and supporting
PALS/Cls and were either a healthcare professional or trained and employed in private
healthcare services. The term ‘professionals’ will be used for both the healthcare
professionals and trained employees. Professionals, known by HW or me, were excluded.
Key leaders from different healthcare departments in two municipalities were identified
through the municipality administration, including a leader from a private healthcare
service. The leaders selected the participants who fulfilled the inclusion criteria (appendix
12). Nine professionals were included (Table 2).
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Table 2. Demographic characteristics of the professionals that participated in study I.

Participants (professionals) (n=9)
Gender Male 1
Female 8
Residence Urban (>40,000 Citizens) 5
Rural (<40,000 Citizens) 4
Years of ALS experience 1 3
2-3 4
4-5 1
>6 1
Professional background Healthcare professional* 8
Unskilled 1
Healthcare profession*:(n=8) Nurses 3
Occupational therapists 2
Social assistants/helpers 3

Data

Caregivers

Seven caregivers were interviewed (p. 26); five caregivers in one-on-one interviews, and
two caregivers who were family related were interviewed together. The caregivers were
introduced to a draft of the EMBRACE intervention and encouraged to comment and
suggest alternative components to include in the intervention (appendix 13).

Professionals

One focus group interview was conducted in-person with five professionals (p.26). Focus
group interviews had been planned for the other professionals but were converted into
individual interviews due to the COVID-19 pandemic. Instead, four individual interviews
were conducted (p. 26).

Analysis of qualitative data - Study I, IIl and IV

The analytic process was the same for study I, IIl and IV and followed four iterative steps
suggested by ID and indirectly related to the SOC elements [85, 86, 90]. First, interviews
were transcribed in full length and uploaded into the qualitative analysis program
NVivo™12. For study IV video-recordings of virtual group meetings and field notes from
participant observations were uploaded in NVivo™12. Secondly, all transcripts were
intensively read and for study IV, Charlotte Handberg and I watched the video-recordings
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while taking additional field notes. Individually, Charlotte Handberg and I read and did an
initial coding in a broad manner of the transcripts and notes for insights related to the
phenomenon studied in study I, IIl and IV and indirectly to the SOC elements. Thirdly,
results of the initial coding were considered, and patterns and relationships among the
data groupings were explored and discussed by Charlotte Handberg and I. The research
team behind each of the studies then critically examined patterns and relationships within
the data. This process generated tentative themes which led to the primary categorization.
Working iterative, the categorization of data and exploring how they were related to the
SOC elements - comprehensibility, manageability and meaningfulness - led to the final
condensation that identified the overarching themes [85, 90]. Fourthly, an interpretive
thematic and conceptual description of the relationship among the themes developed by
the research team led to an illustrative depiction capturing the main understandings of the
phenomenon studied in study I, IIl and IV [85].

Development phase - the EMBRACE intervention

To target the design and content of EMBRACE the plan was to include caregivers of
PALS/Cls as partners in the initial process of developing the EMBRACE intervention [115].
A panel of caregivers of PALS affiliated with RCFM was invited by email to comment on the
project protocol and a draft of evidence-based components to include/exclude in the
intervention. However, no caregivers replied to the two requests. The development of
EMBRACE occurred after study I and before study II. The principles behind the
development were creative, iterative, and dynamic processes that were flexible and
adaptive to changes and strived towards future evaluation and implementation [115]. The
process was also systematic and inspired by evidence, theoretical knowledge, clinical
experience and empirical data (findings from study I), indicating that the intervention was
both inductively and deductively developed [116]. An alternative strategy of user-
involvement was applied to gain the caregivers’ perspectives and comments on a
prototype of EMBRACE which was to present a graphic illustration of the design,
components, and timeframe at the end of the interviews with the caregivers of deceased
PALS/CIs from study I (appendix 13). The caregivers thereby acted as consultants rather
than co-producers, indicating that the decisions were made by the research team [115].

A Word document was used to log reflections, arguments for decisions and feedback from
the supervisors and experts as a way of keeping track and systematizing the development
process. A large board was also applied to draw, write and brainstorm on as part of the
development. In the final phase of the development, all the knowledge and inputs from
study I, insights from supervisors and experts from RCFM, evidence from research and
theories were gathered and organized into a coherent and beneficial set of
components/activities. Next, all perspectives, ideas, and evidence of each intervention
component was modeled leading to the final design of EMBRACE (Figure 8). However,
despite critical reflection and profound knowledge on which components to include in
EMBRACE, it was not until a feasibility evaluation had been undertaken, that I could be
sure of whether the right selections were made during the design and modelling phase
[79]. According to the MRC framework, there is no criteria for when to proceed to the next
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phase of the development and evaluation process, however, distributing reports or articles
on the initial development process is recommended as a way of knowledge sharing [115].

Figure 8. The EMBRACE intervention. A 4-month palliative rehabilitation blended learning
program to support family caregivers of persons with amyotrophic lateral sclerosis and
cognitive and/or behavioral impairments. Inspired by Olesen, la Cour et al. 2022 [117].
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The EMBRACE intervention was developed and modelled by me in close collaboration
with the supervisors and healthcare professionals from RCFM. An experienced ALS-
counsellor from RCFM (HW), who is a nurse and certified family therapist facilitated the
virtual group meetings. The group facilitator has in-depth knowledge about everyday life
with ALS from over 15 years of working with families affected by ALS. From clinical
practice and participation in previous research projects, the group facilitator has also
gained profound insights into the caregiver’s challenges and needs and is experienced in
facilitating groups of PALS and their caregivers. The group facilitator participated in most
of the videos recorded and provided to the participants.

To assist with building a webpage on an online hosting platform named Simplero, an IT-
technician at RCFM helped construct the layout and pictures, and group facilitator and I
provided the video materials, texts, and the caption for each video. The research team
tested the webpage to make sure that functions such as the chat room, evaluation modules,
comment boxes and video modules worked properly and that navigating the webpage was
easy and intuitive for the participants. Healthcare professionals at RCFM helped pilot test
the webpage and a few adjustments were made.
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The EMBRACE intervention, components, and delivery

To prevent EMBRACE from being a ‘black box’, an intervention manual was developed
together with the research team to make it possible for other clinicians to replicate the
intervention [118, 119]. The intervention comprises specific and non-specific approaches
with the specific components being the active ingredients that are included in the
intervention, like mindfulness or ecomap exercises [120]. The non-specific components
are those used to deliver or facilitate the components in the intervention, like the hosting
platform [120]. In EMBRACE, the intervention comprised a supportive program with
various components like videos on topics identified in study I, theory, and evidence,
Mindfulness-Based Stress Reduction, virtual group meetings, chat room, ecomap exercises
(which is a diagram of social relations), and diary writing. Components included are
described below and divided into ‘in-class components’ and ‘out-of-class components’ due
to the blended learning format [121]. EMBRACE was executed twice, in the fall 2020 and
again in the fall 2021. To further reduce the burden on the participants, each component
in EMBRACE was voluntary, meaning that participation in group meetings, etc. did not
require that the participants had watched the videos beforehand (or later).

Online support

An online format was chosen for several reasons. Firstly, online support is known to
enhance accessibility and is acceptable among caregivers of PALS [71, 122]. Secondly,
online support reduces the burden of travelling and logistics and the caregiver’s level of
stress [71]. Thirdly, in online interventions participants are not physically present [123],
which was important during the COVID-19 pandemic and to avoid the risks of spreading
the virus [124]. Because of the COVID-19 pandemic, EMBRACE was delivered solely as
online with virtual group meetings instead of physical meetings as originally planned.

Blended learning

The intervention was delivered through a blended learning design containing both in- and
out-of-class components [121]. In-class components consisted of virtual group-facilitated
meetings and ecomap exercises (Figure 8). Out-of-class components entailed targeted
videos on topics related to the caregivers’ challenges and needs, mindfulness-based stress
reduction, and diary writing.

In-class-components

Group meetings

Five virtual group meetings were held on the same weekday every 4 weeks during the
four-month intervention period. The meetings lasted from 2.30 PM to 4.30 PM and were
facilitated by HW. Every meeting followed the same structure: first a round of catching up
with what had happened since the last meeting for each participant, followed by an open
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discussion on the topic of the day and a take-away message from each of the participants
(appendix 14). The topics of the day were presented on a power point slide and was based
on topics from the released videos on the website. The group facilitator received ongoing
supervision from an external supervisor and debriefed with me after each meeting as a
way of coping and preparing mentally for the discussions and interactions during the
group meetings. The meetings were run on Microsoft Teams in 2020 and changed to Zoom
meetings in 2021 due to technical issues, e.g., not being able to see everyone on the screen
at the same time or screens freezing.

Ecomap

Individual ecomap exercises were carried out three times during the intervention to help
the participants explore whether their social and professional relations were either
supportive or burdensome in their daily lives. The participants were encouraged to draw
their network in the first, second and fifth meeting. At the first meeting they drew their
current network, at the second meeting their dream scenario, i.e., an image of how they
wished their network should be like, and on the fifth their present network again. The
participants started the exercise during the meetings and were encouraged to finish them
before the next meeting. If they had finished the exercise during the meeting, they would
then share their ecomap with the group members, and if not, they would follow up on these
at the following meeting (appendix 15).

Out-of-class-components

Website

The online hosting platform Simplero was used to deliver the videos, mindfulness-based
stress reduction exercises and the chat room. Participants were assigned to their specific
peer-support group. After each of the first four-group meetings, a module containing
between 3-6 videos was released, which the participants were encouraged to watch in
preparation for the following meeting, forming the meeting agenda. The participants were
asked to mark the videos that they had watched as ‘completed’ and next evaluate them
using a scale of 0-9, indicating their desire to recommend the video to people who were in
a similar situation. They could also write comments to the research team on each video in
a free-text box (appendix 16-19).

Chat room

The participants had access to a private chat room on Simplero (appendix 20). The chat
room made it possible for them to post, read and comment on statements and questions
written by fellow group-members. They could address open comments or questions to the
group facilitator by writing her name in the chat message. Private messages were not
possible.
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Mindfulness-based stress reduction (MBSR)

Seven targeted MBSR videos were developed by a psychologist and mindfulness therapist
for the participants. The videos were available on Simplero throughout the intervention
and three months post-intervention. The videos contained an introduction to MBSR,
breathing exercises, a body scan and two yoga videos. The participants were also
encouraged to mark and evaluate the videos after watching them (appendix 21).

Diary writing

The participants received a physical notebook in their letterbox before the first group
meeting. It contained an introduction with inspiration on how to use it (appendix 22) and
an overview of the intervention program with exact dates for the group meetings
(appendix 23). Four A-3 papers for the ecomap exercise were included with an example of
how to draw different types of lines to help illustrate their relations (appendix 15).
Throughout the intervention the group facilitator asked the participants whether they
used the notebook, and if they said ‘yes’, she asked if they wanted to share anything from
their book.

Study II - article II

Design

After the development of EMBRACE, the next phase in the MRC framework was the
feasibility and acceptability phase (Figure 2) [77]. A feasibility study examines if an
intervention is appropriate for further testing, and assessing acceptability is, thus, an
important element of the study [77, 78, 99, 125]. A qualitative cross-sectional design was
employed to assess acceptability of EMBRACE. The study was guided by the MRC
framework, SOC, and the TFA (p. 16, 20-21) (Figure 1)[77, 78, 90, 99].

Samling and recruitment

Participants who participated in EMBRACE in 2020 were eligible. Twelve participants
were included (Table 3). For EMBRACE the inclusion criteria were (a) partners or spouses
who live with a relative with ALS referred to RCFM and who has received an initial visit
from a professional at RCFM, (b) caregivers who understand and speak Danish, and (c)
caregivers of persons with ALS with a cut-off score 222 on the Amyotrophic Lateral
Sclerosis-Frontotemporal =~ Dementia-Questionnaire  (ALS-FTD-Q), a  validated
questionnaire containing 25 items, with a total score ranging from 0-100, higher scores
indicating more behavioral changes (appendix 24)[126]. Recruitment took place at RCFM
where healthcare professionals sampled the participants by identifying 208 persons with
ALS referred to RCFM up to September 8, 2020. Invitations to participate were sent by
letter to each of these caregivers (appendix 25). They were encouraged to contact HW or
me if they were interested. They were then asked to score the behavioral impairments of
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their affected partner using the ALS-FTD-Q [126]. Thirty-one caregivers wished to
participate and fifteen fulfilled the inclusion criteria and were enrolled, two of whom
never got to participate in the intervention due to the death of their affected partner and
parent. For further descriptions on sampling and recruitment see article II [117]. The
welcoming letter for EMBRACE can be seen in (appendix 26).

Table 3. Demographic characteristics of the participants in study II.

Participants (n=12)
Gender Male 3
Female 9
Age 18-25 1
39-50 3
51-55 4
56-67 4
Relation Married/partner 11
Adult child of a PALS/CIs 1 1
Occupational status Working 7
Early retirement/retired 4
Studying 1
Years of ALS-trajectory 0-2 4
2-4 2
4-8 4
8-12 1
12-14 1
ALS-FTD-Q score 22-30 2
31-35 5
36-40 1
41-46 3
47-55 1
Urban =80.000 1
Rural <80.000 11

Data

Data was generated using triangulation with participant observations (concurrently -
during the intervention) and interviews (retrospectively-post-intervention) to assess the
participants’ acceptance of EMBRACE (Figure 4) (p. 25-27) [99]. Interview questions
focused on the experiences, attitude, feelings, and preferences of the components in
EMBRACE. The participant observation guide extended to the TFA constructs (appendix

1 Person with amyotrophic lateral sclerosis and cognitive and/or behavioral impairments
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5) [99, 117]. Participant observations of video-recordings of 16 virtual group meetings
were carried out. The interview guide is provided in appendix 3.

Analysis

All data were organized and analyzed deductively according to the TFA constructs in
NVivo12™ [99]. The deductive approach was applied to search specifically for aspects of
acceptability. Four of the five authors (except the second author) carried out the
participant observations. As part of piloting the participant observations guide, the team
individually watched the same two recordings, while collecting field notes. Next, we meet
to discuss whether the guide was understandable and applicable and to clarify potential
uncertainties, e.g., which TFA construct was the most suitable for a certain
action/behavior or saying from the recordings. The four authors then individually,
systematically, and deductively collected participant observations on every recording
using the participant observations guide. Next, we systematically went through each
meeting discussing what was being said and whether observations were organized
correctly according to the constructs to ensure reliability (appendix 5). The field notes
from each of the four authors were then condensed by me and presented in an overview
within each of the TFA constructs. The overview was then discussed with all the authors
of the article.

Interview data were also deductively coded according to the TFA constructs by Charlotte
Handberg and me and subsequently discussed with all authors. Further descriptions on
the interview analysis are provided in article I1 [117].

Study III - article III

Design

A qualitative interpretive study design using interviews pre- and post-intervention was
applied. The ZBI and HADS were employed to obtain population characteristics on
burden, anxiety, and depression pre- and post-intervention (p. 28).
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Samling and recruitment

Participants included in EMBRACE were eligible (p. 36). The ZBI and HADS were employed
to obtain population characteristics on burden, anxiety, and depression pre- and post-
intervention (Figure 9). Thirty-one interested caregivers opted to participate. Thirteen
participants were included (Table 4).

Figure 9. Participant flowchart in study III

Included in EMBRACE
n=13

Declined to participate
Death of the PALS/CIs (n=1)

Started EMBRACE

n=12
Group A Group B Group C
nd nd nd
i Dropout (n=5)
Group D
i a) Death of the PALS/Cls (n=2)
b) Lack of external professional support to take care of the PALS/Cls, which prevented the
caregiver from attending (n=1)
c) Frustrations from the PALS/Cls after finding out that the caregiver was participatingin
Completed EMBRACE (n=1)
n=7 d) Discontinuation of a group because of dropout reasons a, b, and ¢, with only one participant

remaining in the group. The last participant chose to end his participation (n =1)
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Table 4. Characteristics of participants, including pre-and post-intervention characteristics
on participants’ levels of burden, anxiety, and depression using the Zarit Burden Interview
(ZBI) and Hospital, Anxiety and Depression Scale (HADS)[127, 114]. Scores are separated
into participants dropping out and the intervention group. Post-intervention scores were
collected right after finishing the 4-month EMBRACE intervention. ZBI ranges from 0-88
points with higher scores indicating greater burden [127]. Scores 224 indicate clinical high
burden[37]. HADS cut-off score 28 indicate possible cases of anxiety and/or depression
[114].

Study population at baseline (n = 132)

Gender, n (%) Male 4 (30,77%)
Female 9 (69,23%)
Age (years), median (range) 58 (39-70)
Relation, n (%) Married 13 (100%)
Occupational status, n (%) Working 8 (61,54%)
Early retirement/retired 5 (38,46%)
Trajectory of ALS as a caregiver of a PALS/Cls3 25 (2-173 months)

(months) median (range)

ALS-FTD-Q score of the person with ALS, median (range) 35 (24-55)

Background characteristics of the caregivers

Study population pre-intervention Study population post-
(n=12%) intervention(n = 7)
Baseline (n =5) Baseline (n = 7) Post-intervention (n = 7)
Drop-out group Intervention Intervention group
median (range) group median (range)
median (range)
Burden 46 (33-64) 38 (26-56) 42 (34-54)
Baseline (n = 45) Baseline (n = 7) Post-intervention (n = 7)
Anxiety 9,5 (4-14) 5 (4-14) 10 (5-12)
Depression 6.5 (4-11) 8(1-12) 7 (1-12)

Participants who were not eligible for EMBRACE were offered support from relevant
healthcare professionals from RCFM.

2Total number of included participants. One participant lost her spouse with ALS and cognitive and/or behavioral
impairments between the pre-intervention data generation and start of the EMBRACE intervention.

3 Abbreviation for person with amyotrophic lateral sclerosis and cognitive and/or behavioral impairments

4 One participant did not return the questionnaires.

5 One participant did not return the questionnaire.
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Data

Interviews were carried out with participants pre- and post-intervention and with non-
completers post-intervention to capture potential barriers related to participation (p. 26).
The participants received the ZBI and HADS pre- and post-intervention (p. 28) [114, 127].

Analysis

For the qualitative analysis process see page 31.

Study IV - article IV

Design

A qualitative design employing participant observations were applied (p. 27).

Sampling and recruitment

Participants from the first and second round of EMBRACE were eligible (p. 36). Nineteen
participants were included and divided into four groups (Table 5).
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Table 5. Demographic characteristics of the participants in study IV.

Participants (n=19)
Gender Male 5
Female 14
Age 39-50 3
51-55 5
56-67 7
68-74 4
Relation Married 19
Occupational status Working 9
Early retirement/retired 10
Trajectory of ALS (years) 0-2 10
3-4 3
5-8 4
9-14 2
ALS-FTD-Q score 22-30 6
31-35 5
36-40 4
41-46 2
47-55 1
56-74 1

Data

Participant observations were collected on 17 video-recordings of virtual group meetings
between August to December in 2020, and again between August to December in 2021 (p.
27).

Analysis

A secondary analysis of the 12 recordings from the first round of EMBRACE was performed
as the primary analysis [117] gave rise to an additional question regarding online peer-
support that this study sought to further investigate. A primary analysis of raw data was
performed for the five recordings from the second round of EMBRACE in 2021. For
descriptions of the analyses of participant observations see page 31.
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The researcher’s role

As a former ALS-counsellor at RCFM, I have obtained clinical knowledge on everyday life
with ALS and the challenges that caregivers are faced with and struggle with. Working at
RCFM allowed for easy access to the expertise of the multi-professional ALS-team [128]
that [ used to be part of but also to families in which a person had ALS/ClIs. [ was familiar
with the ALS symptoms and cognitive and behavioral impairments. I also had prior
knowledge about how these impairments impacted on the caregivers’ lives and the
caregivers need of an intimate environment, where they could speak freely, where their
needs were given attention, and where they could get support. As part of introducing
myself to the potential participants, I intentionally signed the invitation for EMBRACE as
an ALS-counsellor and PhD student from RCFM as a way of stating that I possessed a
specific ALS knowledge, and that I was affiliated with a highly specialized rehabilitation
center. Because I used interviews as a method to generate some of my data, I interacted
with the participants and used myself as an instrument to gain knowledge [104]. My
knowledge on everyday life with ALS and the profound burden on the caregivers made it
easier for me to get the participants to share perspectives and elaborate on their thoughts
during interviews. | was explicit about my role as a PhD student and why [ wanted to
interview them. Occasionally, the participants asked a question related to ALS, which I
answered to the best of my knowledge and asked if they needed further information and
support, I offered to reach out to their ALS-counsellor at RCFM or their clinician at the
hospital.
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Ethical considerations

All participants were informed about the project orally and in writing, about its aim and
their rights such as their ability to withdraw from the study at any time without risking
consequences on their affiliation with RCFM. All participants signed an informed written
consent before the intervention started. Data were anonymized and participants referred
to by IDs to ensure confidentiality. The study was registered retrospectively on
clinicaltrials.gov [ID no. NCT04638608] on November 20, 2020, due to my unawareness
of pre-registration requisites. The sub-studies followed the Declaration of Helsinki [129].
According to the adjudications made by the Central Denmark Region Committees on
Health Research Ethics [File no. 1-10-72-1-19] and by the Danish Data Protection Agency
[File no. 2019-521-0144] the project was not liable to notification.

Ethical considerations related to the EMBRACE intervention (Study II-
IV)

Caregivers who were not eligible for EMBRACE were offered support from relevant
healthcare professionals at RCFM. Invitations for EMBRACE were sent by letter addressed
to the PALS and the caregiver, clearly stating that the intervention was targeted caregivers
of PALS/CIs. By sending a physical letter I envisioned that it most often would be the
caregivers who picked up letters because of the physical impairments of the PALS/ClIs.
This would leave the caregivers with the opportunity to decide whether to share the
information in the invite with their partner or not, depending on personal preferences. I
knew from clinical practice that some caregivers experienced cognitive and/or behavioral
impairments in their partner, and that the invitation might cause conflicts or sorrow. I also
knew that PALS/CIs do not always have insights in their own disease. Participation in the
EMBRACE intervention did not require approval from the PALS/Cls, and the caregivers’
participation was kept confidential among the research team and the participants and was
not disclosed to healthcare professionals at RCFM.

For the first round of EMBRACE, participants were encouraged to invite a designated
person (a friend or family member) to participate alongside them in the virtual group
meetings to support them now and later in the illness trajectory. Only two participants
chose to invite one of their adult children. The designated persons, in this case adult
children, were regarded as support for their healthy parent and were therefore not given
the same attention and support as the other spouse-participants during the virtual group
meetings. However, taking part in EMBRACE as a child of a fatal ill parent with ALS/Cls
was challenging and unethical, causing me to change the procedure for the second round
of EMBRACE. Participants for the second round were, thus, no longer allowed to invite a
person to participate alongside them. Instead, they were encouraged watch the videos in
EMBRACE and to share their own experiences and thoughts with someone outside the
intervention as a means to support them during and after the illness trajectory.
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The virtual group meetings enabled the participants to share experiences and concerns,
which entailed that other participants and their designated person® would overhear and
get personal insights from their fellow group-members. To ensure confidentiality, the
group facilitator initially and explicitly stated that things shared within virtual group
meetings (or the chat) between the participants were not to be shared elsewhere. When
participants dropped out due to the death of their partner, lack of support from
professionals or frustration from their partner, they were asked by the group facilitator or
me whether this information should be provided to their group-members during virtual
group meetings, which they always gave permission. A moment of silence was held after
sharing the news of the death of a partner. Those who had lost their PALS/Cls were
welcome to participate in the following meeting to say goodbye to the group. One
participant chose to do this.

6 The participants in the first round of EMBRACE were allowed to invite a person from their family or
network to participate along with them, except the PALS/Cis. The designated persons were not regarded
as participants and therefore not interviewed. Their role were to support the caregivers of PALS/Cls
through the illness-trajectory of the affected relative. (appendix 27).
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Findings

The main findings from the four sub-studies are presented separately and with further
descriptions and examples of participant quotes and questionnaire outcomes provided in
article I-IV.

Article I: Reflections of family caregivers and health professionals on the everyday
challenges of caring for a person with amyotrophic lateral sclerosis and cognitive
impairments: a qualitative study.

The aim of this study was to explore the everyday challenges and needs of caregivers and
professionals supporting the PALS/ClIs.

Findings showed the reflections on everyday challenges retrospectively as perceived by
seven caregivers of deceased PALS/Cls and nine professionals working in the homes of the
families (Figure 10) [29]. Reflecting perspectives of 14 women and two men.

Three themes related to the caregivers were identified

Adjusting to new roles while balancing, demonstrated that the caregivers continuously had
to adapt to new roles and learn new skills as ALS/Cls progressed. They described that
having a partner with ALS was a project in which they struggled with multiple roles, being
either a spouse or child of a parent with ALS/CIs while at the same time taking on the work
of ‘nurse’, coordinator, or project manager.

Accepting that nothing else matters, demonstrated how the caregivers put their own lives
on hold to support their partners. They described how ALS/CIs had put life into
perspective emphasizing that it was ‘now or never’. They were conflicted about both
wanting to make the most of the little time left, but also sometimes hoping that it would
all come to an end because of the burden and struggle related to the ALS/Cls.

Realizing different values in relationships revealed that families, friends, and professionals
could be both supportive and burdensome. While the supportive relations were perceived
as a lifeline when dealing with everyday challenges, the burdensome relations to the
professionals were frustrating, causing increased burden and insecurity.

Three themes related to the professionals were identified

Working in the home of sorrow reflected how the professionals sensed the caregivers’
sorrow, frustration, and hopelessness and how the professionals tried to support the
caregivers in various ways.

Collaboration a balancing act emphasized how the professionals had to be careful using
the right words, and how disagreements between the caregivers and the professionals
were often caused by failure to align expectations for the levels of support and help in
advance.
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Coordinating threads to tie described how the professionals belonged to different
authorities, departments and professionals that supported the families, and how
coordination was imperative when trying to support the complex care needs, but not
always easy or without consequences for the professionals [29].

Figure 10. Reflections on everyday challenges of family caregivers and health professionals
in coping with a person with amyotrophic lateral sclerosis and cognitive and/or behavioral
impairments. The findings represented the caregivers (illustrated in the inner circle)
interacting with the health professionals, who were seen as intruders in the everyday lives

of the families [29].
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Article II: A cross-sectional evaluation of acceptability of an online palliative
rehabilitation blended learning program for family caregivers of people with
amyotrophic lateral sclerosis and cognitive and behavioral impairments.

The aim was to examine the participants’ acceptance of the EMBRACE intervention.

Findings reflected the participants’ acceptance of EMBRACE guided by the seven TFA
constructs [99]. Findings were based on participant observations of 12 participants during
virtual group meeting and interviews post-intervention with 10 of the 12 participants.
Nine women and three men were part of the participant observations. Perspectives from
the same nine women and one of the men were obtained in the post-intervention
interviews.

Affective attitude primarily concerned the virtual group meetings and the importance of
engaging with peers. The intervention was experienced as a welcoming brake from
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everyday stress, and the participants were grateful for being offered the support and for
the intervention’s focus on their needs, challenges, and experiences. The meetings were
perceived as a free forum where they could share anything they worried about. The video
content reminded them of their own situation and challenges, and it felt nice to be
mirrored in others and acknowledged for their feelings, thoughts, and concerns.

Burden referred to technical issues, interruptions during meetings, lack of time and
difficulties in reading body language. Because of the technical issues and interruptions, the
participants experienced how their attention shifted and how it was difficult to prioritize
themselves due to high caregiving responsibilities.

Ethicality dealt with how group meetings became a place for the participants to share
detailed descriptions of intimate and sorrowful situations, that they had not shared with
anyone else. However, because of loyalty to the PALS/CIs and not wanting to expose their
partners unnecessarily, sharing entailed careful consideration for the participants. They
generally felt that no one in their network understood what they were going through and
that dealing with and sharing concerns with people in their network was difficult. They
furthermore feared being frowned upon or seen as unlikable.

Intervention coherence represented the participants’ understanding of the purpose of
EMBRACE. Observations revealed that they had to be reminded of the purpose, whenever
their focus shifted to the PALS/Cls instead of themselves. Targeted knowledge from the
videos and discussions from the virtual group meetings enhanced the awareness of their
needs and situation and how to handle them. The video content was regarded as relevant
and engendered emotional conversations that they were not able to have outside the
group. Being in the same situation enabled them to relate, share and support each other.

Opportunity costs described how participants had to take time off from work or cancel a
study group to be able to participate. Despite the lack of time, they highly prioritized
participating in the virtual group meetings, sometimes gaining time by not watching the
videos beforehand.

Perceived effectiveness described how the EMBRACE intervention was found relevant and
useful, the most favored components being peer-support and the videos. EMBRACE
provided a safe environment for like-minded others and offered an accessible supportive
intervention with the opportunity to discuss sorrowful topics. The virtual group meetings
were regarded as invigorating, removing some of the frustrations, burden, and loneliness,
and even causing bodily relief and easier breathing.

Self-efficacy concerned how a flexible and non-demanding setting of EMBRACE made it
easy for the participants to engage without feeling guilty for not watching the videos
beforehand. The online format was crucial for their ability to participate despite their lack
of time. Lack of concentration and poor memory made it challenging to focus and
remember things. The virtual group meetings helped change some of the participants way
of thinking as they gained insights which supported them in coping with everyday
challenges.
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Article III: Experienced benefits and challenges of an online palliative
rehabilitation program for family caregivers of people with amyotrophic lateral
sclerosis.

The aim was to explore the participants’ experiences of benefits and challenges of the
EMBRACE intervention before and after the intervention.

Findings represented the participants’ expectations for and perceptions of benefits and
challenges of EMBRACE (Figure 11). Thirteen participants were interviewed pre-
intervention, and 10 of them post-intervention. The findings comprised three overarching
themes described below.

Striving to Obtain Control in Everyday Life involved the support needs and coping skills
that the participants anticipated that EMBRACE could provide to support them in dealing
with a PALS/Cls. It demonstrated how they, post-intervention, felt they had encountered
a space for unloading feelings and thoughts, and how they had gained new insights in
dealing with everyday challenges. Finally, it showed how they had found the courage to
address difficult issues which was necessary when trying to get support.

Peer-support Across the Illness Trajectory concerned their expectations for meeting peers
who represented various stages of ALS and how this entailed both advantages and
inconveniences. [t appeared that some of their anticipations for the intervention ended up
matching their perceptions of the intervention. For instance, the heterogeneity of the
groups turned out to be confronting but also important and instructive for the way they
would comprehend and manage everyday life.

The Complexity of Relations revolved around the participants’ struggling to include other
people in everyday life with all the challenges it entails, such as balancing the private
sphere and supporting the complex care needs. The theme also reflected the experiences
of estranged relations to people part of their network, who were reluctant to deal with or
at unease with the PALS/CIs and the concomitant sorrow.
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Figure 11. A visual depiction of expected benefits and challenges before the EMBRACE
intervention and experiences of benefits and challenges after the intervention. (In
preparation).
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Article IV: Peer-support among family caregivers of people with amyotrophic
lateral sclerosis and cognitive impairments in a palliative rehabilitation blended
online learning program

The aim was to explore what goes on in online peer-support among the participants in
EMBRACE.

Findings were based on participant observations during 17 virtual group meetings of 19
participants in EMBRACE, reflecting 14 women and five men.

Findings revealed three themes elaborated below (Figure 12).

Relating my situation to others represented the various ways caregivers interacted in the
virtual group meetings and how the interactions initially and throughout the intervention
revolved around practical and emotional issues. It became apparent that there was no ‘one
size fits all’ and that the participants embraced and respected different ways of dealing
with challenges and needs, something which seemed to be related to their personal values,
stages of disease and everyday situation. The participants shared their arduously learned
lessons as a way of supporting and preparing each other for the illness trajectory.

Making room for forbidden thoughts entailed touching upon sensitive topics related to the
caregiver role. Sharing personal and sorrowful concerns and frustrations engendered
feelings of trust and a sense of being in the same boat. The participants could relate to each
other’s stories and acknowledged the experiences shared between them. The online
setting and the participants’ approach created an environment where they could speak
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candidly and without risking being frowned upon. It appeared that the familiarization
empowered them to address their genuine wishes for a normal future with all the
trivialities that ALS/Cls had robbed them of.

Longing for normalcy concerned the uncertainties related to the unknown future of their
partners’ illness trajectory, and their longing for reverting to everyday life post-mortem.
It seemed like they had prepared themselves for a fast trajectory at the time of diagnosis
but had realized that the ALS/Cls continued for good and bad. The unknown future kept
the participants in suspense, enhancing feelings of impotence and restraint because
ALS/Cls overruled everything and stood in the way of their future dreams.

Figure 12. Understanding of what goes on in online peer-support among caregivers of
people with ALS and cognitive and/or behavioral impairments in the palliative
rehabilitation blended learning program, EMBRACE. (In review with the Journal of
Evaluation in Clinical Practice).

Online peer-support among family caregivers of people with ALS and cognitive /behavioral impairments

Relating my situation to others

Facing similarities and differences
Respecting different needs, values, and ways of dealing
Discovering other’s perspectives

Longing for normalcy

The unknown future

In summary, a refined program theory was developed based on the findings from the
evaluation of EMBRACE (study II-1V) illustrating with precaution the overall assumptions
drawn on the qualitative empirical findings with refinement needs highlighted at the
bottom for a version 2.0 of the EMBRACE intervention (Figure 13).
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Figure 13. The refined program theory of the EMBRACE intervention illustrating with
precaution the overall assumptions drawn on the empirical findings from study II-1V.
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Discussion of findings

First, [ will elaborate on the different options for online peer-support in EMBRACE and
discuss the different relevance of peer-support. Second, findings from all sub-studies
relating to the cognitive and/or behavioral impairments of the PALS will be discussed.
Third, I will discuss the illness related uncertainties of the affected partner and its
influence on the participants’ struggle during everyday life.

The meaning of online peer-support

The participants had two options for engaging with peers: in virtual group meetings and
through written messages in a private chat room. It appeared that only one of the options
for peer-support was preferred and considered important for the participants. The goal of
EMBRACE was to reduce the magnitude of adverse impact on the caregivers’ everyday life
of the disease of their partner [130]. Findings showed that the virtual group meetings were
the most favored and beneficial component in the intervention. The chat room, on the
other hand, was not used by the participants; only one participant shared a chat message
about the loss of her relative, which two participants responded to. Contrary to the
findings of other studies [65, 131, 132], it seemed obvious that the type of peer-support
offered through written messages in a closed chat room was not relevant for this group of
caregivers. In the studies mentioned, online peer-support was provided through chat
messages with which the sharing of experiences facilitated recognition and
acknowledgement among caregivers of children with chronic asthma [131], caregivers of
PALS [65] and people with depression [132]. Contrary to findings of positive aspects of
online peer-support provided through chat messages, findings from study II and III
indicated that the participants did not perceive it necessary or relevant because they
would be meeting in virtual groups with short intervals of time and preferred to pose their
questions and share experiences “face-to-face”. Some participants expressed that it was
difficult to start the chat conversation because they did not know what to write or because
they did not know their peers that well. This was also found in another study on caregivers
of PALS and progressive muscle atrophy [65]. Additionally, the study found that messages
tended to be too generic and not useful because everyone had different needs and
challenges [65]. Regarding the generic messages, this aspect remains unclear within the
EMBRACE intervention as the participants did not even start writing chat messages.

Different categories of support have been encountered in online support, with
informational and emotional support being the most frequent ones [133-135]. This was
also the case with my findings. In line with a recent study, I found that the norm of giving
and receiving support usually followed a reciprocity where confiding with someone in a
similar situation was important during a period of personal crisis [130]. People need to
connect in times of crisis to reestablish a sense of personal self-efficacy along the path from
disillusion and despair to reconstruction of the psychological growth and improvement of
the quality of life [130]. With the design of EMBRACE, the participants were able to connect
virtually in groups every 4th week for four months but also between group meetings in a
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chat room. Despite their becoming closer with each other as the intervention progressed,
and continuous emphasizing the importance of meeting and discussing with peers, they
did not feel the need for or had the courage to write a post on the chat. These findings
contradict findings from a systematic review on chat-based hotlines for health promotion
provided by health professionals [136]. The review showed that instant message
applications were preferred over other modes of services like, face-to-face counselling,
voice calls, emails, and text messaging [136]. Further, it indicated that chat-based hotlines
using messaging services had mostly positive and statistically significant effects on mental
health, e.g., anxiety, depression and well-being with user satisfaction being moderately
high [136]. Contrary to the review findings, some of our participants explicitly stressed
that they were not a “chat-person”, implying that they never wrote messages on social
medias.

The virtual group meetings were regarded as both: important, relevant, and necessary but
also challenging and confronting for the participants who were new to ALS/Cls. The
reason for the ambivalence was the potential risk of getting glimpses of future situations
and challenges related to more severe stages of ALS/Cls. Despite the heterogeneity in
disease stages and physical, cognitive, and behavioral impairments of their partner with
ALS/ClIs, I found that the participants were still able to give and receive peer-support
during the virtual group meetings. Being of value for others bolstered the participants’
eagerness to continuously share and support each other in spite of being at different stages
of the disease, which created a safe environment for them for sharing experience and
gaining new insights in dealing with everyday life. In line with these findings, Smit et al.
(2021) also found that people with depression sensed a feeling of belonging, emotional
growth, self-efficacy, and empowerment from corresponding in writing in an online
community for like-minded others [132]. Furthermore, a study on caregivers of people
with Alzheimer’s showed that caregivers found respite in online communities where the
written support mainly pertained to caregiver well-being and was provided in a positive
tone [137].

In summary, EMBRACE offered an accessible platform for peer-support with the
possibility to exchange experiences and receive support that was crucial in continuing to
deal with everyday life as a caregiver of a PALS/ClIs. Interestingly, findings showed the
preference for online peer-support provided through virtual group meetings over chat
messaging. This indicates that peer-support offering “face-to-face” contact through a
virtual group meeting was important in terms of giving and receiving relevant support
from like-minded others.

Reflections of cognitive and behavioral impairments of the PALS on
study findings

As research indicates that caregivers of PALS/Cls are more burdened than caregivers of
PALS [39, 42], the focus on EMBRACE was on the caregivers’ challenges and needs in

everyday life related to the affected partner. Interestingly, in all study findings in the PhD
project, ALS seemed to overshadow the entailing cognitive and/or behavioral
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impairments and was the terminology that the participants referred to when sharing
everyday experiences in the virtual group meetings and in pre- and post-intervention
interviews. Apparently, they did not differentiate between ALS and ALS/Cls. Nevertheless,
research clearly shows that the presence of cognitive and/or behavioral impairments in
PALS have a negative influence on caregiver burden and quality of life [25, 34, 37, 40, 41].
The fact, that the participants did not seem to differentiate between ALS and ALS/CIs in
their statements could be explained by the fact that it is easier to say “ALS” than to say,
“cognitive impairments” and/or “behavioral impairments” which are not always easy for
laypersons to pronounce. This was seen from the participant observations in EMBRACE.
Again, the reason for the participants not differentiating may also be explained by the
reason that they were included in EMBRACE based on their partner’s illness, and that the
focus of the intervention was on their needs. Conversations concerning the illness
progression and practical aspects such as applying for a car was therefore guided back to
the needs of the caregivers by the group facilitator. It might also have been a more or less
active coping strategy not to mention the cognitive and/or behavioral impairments during
the group meetings [138]. Research shows that caregivers may feel ashamed because of
the stigma experienced in relation to dementia [139] and try to conceal it from others
[140]. Internalizing public stigma is seen in adult children of parents with dementia when
they feel ashamed or embarrassed about their affected relative [141]. A recent systemic
review of caregiver coping strategies in ALS and frontotemporal dementia showed similar
coping strategies with problem-solving and positive emotion-focused coping being the
most utilized strategies [138]. Furthermore, the review also found that no coping
strategies were used conclusively at different times and in specific stress situations [138].

In summary, findings should be interpretated with caution in terms of being
representative of caregivers of PALS with cognitive and/or behavioral impairments as
they might not represent the complex and multiple challenges related to the specific
cognitive and/or behavioral impairments seen in relation to ALS, but perhaps “only”
represent ALS-caregivers. Furthermore, caregivers of PALS and caregivers of persons with
frontotemporal dementia may benefit from the same problem-oriented interventions
[138] and thereby potentially also from the EMBRACE intervention, giving that the
participants in EMBRACE did not seem to highlight nor pay any attention to the cognitive
and/or behavioral impairments [142].

Navigating the illness related uncertainties as a caregiver of a
PALS/Cls

Findings across the sub-studies indicated that the participants constantly had to struggle
with practical as well as emotional aspects of being a caregiver of a PALS/Cls and that this
included adjusting to new roles and responsibilities. These findings are in line with what
Conroy et al. (2021) found in a multi-center, exploratory study of caregivers of PALS [28].
Furthermore, like my findings on caregivers of PALS/CIs, Conroy et al. also found that the
caregivers of PALS delt with feelings such as sadness, sorrow, worry, anger, frustration,
and stress caused by the uncertainties related to the future illness trajectory. Uncertainty
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is a common psychological reaction to serious illness [143] and is defined as the “inability
to determine the meaning of illness-related events” (p.225) [144]. Not being able to
accurately envisage or predict how an illness will proceed causes uncertainty [143, 145].
Research shows how struggling with complex, unfamiliar, and potential threatening
situations has a negative influence on physical and psychological functioning and
enhances feelings of losing control, fear, emotional distress, and diminishes quality of life
in cancer patients [146-149]. Findings in this PhD project reflect the experiences of
caregivers representing the full ALS trajectory of their partner, from few months to 14
years of experience with ALS. Compared to Mishel’s (1988) uncertainty in illness theory,
which consists of four major component; antecedents generating uncertainty, appraisal of
uncertainty, coping with uncertainty and adaptation to the illness [144], these
components or stages of coping with uncertainty may reflect what I found. For instance, I
found that caregivers with years of experience with ALS had already adapted to the illness
and their “new” everyday life situation in many ways, while those who were new to ALS
were, naturally, at the earlier stages of appraisal or coping with the illness related
uncertainties of their partner. Navigating and managing the uncertainties related to being
a caregiver of a PALS/ClIs was challenging for the participants and entailed lack of control
in everyday lives and longing for normalcy. Furthermore, their needs seemed to be related
to alleviation of grief and mourning as well as functioning. This could be explained by a
theory review that show that uncertainty can be associated with lack of control both
mentally and psychically [143]. Participants in EMBRACE received information on the
illness related uncertainties of their partner and on how to comprehend, manage and find
meaning in these uncertainties in relation to their reduced ability to control everyday life
[90-92]. The participants’ longing for normalcy can, according to a recent study on the
complexity of normalcy, be explained by the important role that it plays for patients’
illness experiences and quality of life [150].

This indicates that caregivers of PALS/CIs go through a parallel process of having to face
and struggle with illness related uncertainties of their partner. Furthermore, the
uncertainties have a negative influence on the participants’ well-being and cause feeling
of grief, sorrow and frustration which underlines their needs for alleviation of suffering
and mourning and support of functioning in everyday life as a caregiver of a PALS/Cls.
Palliative rehabilitation thereby seem important to this vulnerable group of caregivers
[53].
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Discussion of methods

This section outlines my critical considerations regarding the four frameworks used in this
PhD project. First, [ will discuss how the MRC framework from 2021 influenced on the
evaluation of EMBRACE given the changes made from the 2008-guidance. Second, I will
discuss the use of the ID methodology followed by a discussion of the credibility of the PhD
studies which is assessed by the four quality criteria in ID; epistemological integrity,
representative credibility, analytic logic and interpretive authority [85]. Third, I will
discuss the relevance of using SOC to guide the design, development of EMBRACE, analysis
and writing of findings. Fourth, I will discuss the TFA and how the deductive approach was
beneficial and challenging when investigating the participants’ acceptance of EMBRACE.

Discussion of MRC frameworks

Since its publication, the 2021 MRC framework was used to strengthen the reporting of
the acceptability (study II) and evaluation (study III and IV) of EMBRACE. The
framework’s broader focus on the contextual influence was a strength because it enabled
non-linear associations and potential side effects to emerge through the evaluation of
complex social systems within EMBRACE [77, 78]. As prescribed in the updated
framework I found that outcomes were not always possible to estimate due to the nature
of complex social systems that could be unpredictable [77, 78]. For instance, the estimated
benefits of mindfulness and diary writing turned out to be mostly on the individual level
with participants having multiple reasons for accepting or not accepting each of the
components and the combination of them. The more pragmatic approach outlined in the
updated framework provided a flexibility to choose the optimal study design within the
PhD project to best investigate and understand the complexities [77, 78]. If informed by
the 2008-guidance, focus would have been more narrowly on an individual level, the
effectiveness or cost-effectiveness of EMBRACE [80]. This would have left us with a “black
box” and missing insights into the contextual associations and an inability to unravel the
complexities of EMBRACE, including the participants’ experiences of the intervention [78].
At worst, this could have led to research waste with misinterpretations or a knowledge
gap [152] e.g,, if the reasons for not performing the mindfulness exercises had not been
uncovered within the evaluation of EMBRACE. The 2021 framework guided the evaluation
of EMBRACE in the direction of focusing on what works for whom and under which
circumstances. This was clearly a strength as it helped us understand the “black box” of
EMBRACE and expanded our understanding of the program theory in a non-linear way
(Figure 13) [77, 78].

Asrecommended by the 2021 MRC framework, various stakeholders were involved across
the phases of developing, testing, and evaluating EMBRACE [77], e.g., caregivers of
deceased PALS/ClIs, participants in EMBRACE, healthcare professionals at the RCFM and
the supervisors. The recommendation on involving stakeholders throughout the project
was a strength as it enhanced the chances of gaining all relevant perspectives and
addressing and incorporating these in developing and evaluating EMBRACE [77, 115].
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Research shows that involving participants from an intervention [78] and those with lived
experiences (Study I-IV) in research is beneficial as they possess an expertise that no one
else could bring to the team [153]. In retrospect, the involvement of stakeholders during
the development, test and evaluation phases of EMBRACE have not been addressed much
in the articles but it was implicitly executed in each of the first three phases of the MRC
framework [77]. Involving stakeholders in research has been emphasized as important to
improve the quality of research, moving towards effective interventions [154]. This PhD
project focused on the participants’ perspectives of EMBRACE and future attention should
also include perspectives of the distributers, e.g., the professionals delivering the
intervention [78, 99, 115].

Overall, the use of the 2008 and especially the 2021 MRC framework was a strength as
they provided useful guidance and support for the development, test, and evaluation of
the intervention [77, 78, 80]; however, the evaluation could have been strengthened if
supplemented by a SOC questionnaire as described by Akbari etal. (2021) [155]. Assessing
participants’ self-reported SOC pre- and post-intervention using a SOC-questionnaire
would have helped clarify whether EMBRACE had enhanced the participants’
comprehensibility, manageability, and meaningfulness and thereby their SOC.
Furthermore, the program theory could have been strengthened if informed by a learning
theory like Lave and Wenger’s on situated learning in communities of practice [156] or
Knud Illeris on a comprehensive understanding of human learning [157]. Employing a
learning theory to guide the design, components, and content of EMBRACE may have
strengthened the learning outcomes. Such theories regard learning as an interplay
between the human (the participants) and its environment (the EMBRACE setting, group-
members, and the group facilitator) [156, 157], which may have helped understand the
learning mechanism among the participants. For instance, how to provide and tailor
information to participants who experience reduced ability to concentrate and remember
because of the stressful situation which influences negatively on their learning ability
[158].

Discussion of the ID methodology

According to ID, human reality is individually constructed, contextual and complex, and
research within this qualitative inquiry therefore involves human beings (i.e., caregivers
and professionals) as well as context (the EMBRACE intervention), which made ID suitable
for my studies [85]. Overall, ID provided a methodological path for me based on the
applied practice orientation with the research questions founded in practice with the
purpose of investigating and understanding practice and finally to inform and improve
practice at RCFM through reapplying the knowledge gained in the PhD studies [85, 159].
As previously stated, (p. 19), ID claims to be an unconventional methodology applying a
more pragmatic approach that allows the researcher to choose between the optimal
methods and theories [85, 87]. However, in the spite of its free approach, ID also include
requirements and elements that must be followed such as providing a structured and logic
guidance from the initial development of research questions, to scaffolding, framing and
strategizing the study, to entering the field and conceptualizing findings in a structured,
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yet iterative, analysis process leading to practice implications relevant in the “real world”
[85]. Questions concerning the methodological freedom within ID may therefore not be as
free as intended [85], something which has been challenged and addressed by other
researchers [160, 161]. ID also recognizes the opportunities within conventional
approaches and therefore encourages researchers to go beyond the disciplinary
standpoints and borrow from different approaches in the relevance and benefits of the
research purpose [85]. This, however, was never an issue in this PhD project as it was
originally designed as an ID study and followed the elements of ID while also including the
theoretical lens of SOC to help understand the areas in focus [90]. The stepwise analysis
description in ID was a help as it visualized and structured the process, making it easy to
follow while simultaneously enhancing the transparency of the analysis process [85, 86].
ID also challenged me as a new researcher, as it does not provide clear descriptions of
when to stop the interpretation in order not to drag the interpretations too far [85]. The
quality assessment criteria proved to be beneficial in enhancing the studies credibility in
a transparent and systematic way [85].

Overall, the ID methodology served as a strength as it offered structure and guidance on
how to design the whole research project. Still, [ experienced some challenges, especially
during the interpretation of findings.

The credibility of the PhD dissertation was assessed by the four evaluation criteria in ID;
epistemological integrity, representative credibility, analytic logic, and interpretive
authority [85]. They are elaborated on and discussed below.

Epistemological integrity

Epistemological integrity concerned the consistency between the basic assumptions about
the essence of knowledge and the research question [85]. I pursued epistemological
integrity by enhancing the consistency between the epistemological viewpoints and
research aims. In line with ID, my epistemological standpoint was aligned with the
interpretive naturalistic understanding that concedes the contextual and constructive
nature of human experience [85]. ID does not have one specific knowledge standpoint, and
the researcher therefore has the responsibility to explicitly account for, argue and form
the line of reasoning throughout the research process and centrally to the epistemological
integrity [85]. As a novice researcher, [ assumed the responsibility of carefully choosing
elements that were relevant for the project and respectfully considered how they might
influence on each other and the findings gained [85]. As an occupational therapist with a
master’s degree in educational psychology I acknowledge human experience as
individualized, complex, and socially constructed and influenced by the contextual setting.
Therefore, interviews and participant observations seemed like credible tools to explore
the participants’ perspectives on their own challenges and needs and the EMBRACE
intervention. The alignment between epistemological groundings and the research aims
assisted me in focusing and understanding the “real world” while at the same time
acknowledging the social and contextual influence that surround human experiences [85].
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Representative credibility

Representative credibility is obtained when the findings made are coherent with the
methods applied to study the specific area of research [85]. The pragmatical approach of
ID allowed different methods, such as interviews, participant observations, and
questionnaires to be employed in no prearranged order [85]. This was a strengths as
triangulating data sources offered different angles, breadth, and depth to explore and
elucidate the study aims which enhanced representative credibility [85]. Furthermore, the
different data sources provided audio, visual and texted types of data which nuanced the
understandings and potential discrepancies in what was said and done in the virtual group
meetings and what was said directly to the interviewer pre- and post-intervention [85].

ID recognizes the maximum variation in data before knowledge claim can be attempted
within qualitative findings [85]. In line with this, I strived to gain insights from a broad
range of participants, both caregivers and professionals in study I, as well as from
caregivers representing various characteristic like age, sex, years of living with ALS, social
status, etc. in study I-1V [85]. [ strived for purposive sampling for the caregivers in study
I, but ended with convenience sampling, since it turned out to be difficult to recruit
participants [85]. The sample provided first hand perspectives representing various
characteristics and thereby helped me gain nuanced and in-depth insights into the
retrospective everyday reflections of challenges and needs among caregivers of deceased
PALS/CIs [29]. A potential limitation might have been their ability to recall memories
[162], or their wish to leave their partner/parent with a good reputation [163]. However,
[ was not relying on their specific information per se, | was interested in how they reflected
upon their caring experiences. The participants openly shared sorrowful and shameful
episodes from their past life with the deceased PALS/CIs and they did not express
difficulties in recalling everyday life with the PALS/Cls (study I). Findings from study I
may reflect caregivers of deceased PALS/CIs who felt that they were able to give an
interview, e.g.,, not in severe grief or under great stress, which could be a limitation and
affect the representative credibility by representing more positive reflections on the past
everyday life with the PALS/Cls. Moreover, findings represent some participants who had
lost their partner or parent years ago and some who had lost recently. Although this broad
representation is a strength, it may constitute a risk of diluting the findings by not
representing characteristics such as short span since death of the PALS/CIs, which might
impact on the level of grief and stress and thereby retrospective reflections. However,
these aspects were never the intention for study I.

The online format made participant observations of the virtual group meetings difficult
e.g., sensing the atmosphere, interactions and picking up expressions and behavioral signs
of the participants because of the two-dimensional format with everyone looking in same
direction (into the camera). Findings based on participant observations in study Il and IV
may therefore lack nuances in the descriptions on behavior and interactions between the
participants.

As previously discussed, it appeared that the cognitive and/or behavioral impairments of
the PALS were not often explicitly addressed by the participants and, thus, not reflected in
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most findings. However, the aim of the PhD project was to address and support the
everyday challenges and needs of caregivers of PALS/ClIs and not those of the PALS/Cls.
In Denmark it is not yet common practice at all neurological hospital departments to
perform formal extensive (neuro)psychological assessments for cognitive and/or
behavioral impairments of the PALS. Furthermore, it is not always possible to do a broad
assessment in the clinical practice because of fatigue in PALS, time, and shortage of
qualified personal [164]. | strived to ensure and optimize the inclusion of caregivers of
PALS/CIs by applying a commonly used behavioral screening tool, the ALS-FTD-Q, which
is sensitive to all the behavioral domains that are often affected in PALS [164]. | knew that
such screening could be biased, not necessarily reflecting the actual levels or the whole
behavioral spectrum of impairments in the PALS [165]. Various instruments, like the
Edinburgh Cognitive and Behavioral ALS Screen (ECAS), or the amyotrophic lateral
sclerosis-frontotemporal dementia cognitive screen (ALS-FTD-Cog) measuring the
cognitive impairments might have strengthened the reliability of the findings [166, 167].
Conversely, a review on screening instruments for cognitive and behavioral impairments
in PALS shows, that the cognitive instruments may be too concise to detect language
impairments [164]. Using separate instruments to detect behavioral impairments could
probably provide more detailed and/or reliable findings [164] and thereby be more
suitable for screening for behavioral impairments in PALS [168]. Various screening
instruments have been developed with some being more promising than others, including
the ALS-FTD-Q [164]. The various instruments result in PALS ranging widely in level of
cognitive and behavioral impairments between the different instruments [142, 164]. [ was
aware of this potential bias and still chose to apply only one screening instrument to assess
the behavioral impairments to reduce the burden on the caregivers. A questionnaire
carried out by caregivers was applied because it is important and effective to include their
insights as they may be better at observing and detecting changes in behavior and
cognition from ALS-onset [14]. Attention should be drawn to the questionnaire score that
may be influenced by and representing the caregiver’s own burden which, in turn, could
cause higher scores of their affected partner on each item [169]. Challenges and bias have
been found in different instruments employed in screening for cognitive and/or
behavioral impairments [142, 164, 170]. Moreover, 1 envisaged that several
questionnaires as part of the inclusion process for EMBRACE might prevent some
caregivers from reaching out to be included because of the extra “workload”, [171].

Findings from the sub-studies may lack a men’s perspectives, which might have provided
more specific knowledge on potential sex-related differences in perceived challenges and
needs, thereby enhancing the representative credibility, although this was not the purpose
of the PhD project. The vast majority of participants were female spouses, which is
commonly seen in caregiver research [172], ALS-caregiver research [24, 26, 28,173, 174],
and in research of caregivers of PALS with behavioral impairments [25]. Our sample size
in all studies may be regarded as a limitation due to few participants. Findings from study
II-IV were nevertheless based on the participants included in EMBRACE. This was a
strength because interview data represent pre- and post-intervention experiences from
participants included in the first round of EMBRACE, as well as perspectives from those
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who dropped out, which enabled me to explore and understand both benefits and
potential barriers for participation in the intervention (study III).

In summary, findings can, to a certain extent, be representative of (female) caregivers of
PALS, but not necessarily of the influence of the specific cognitive and/or behavioral
impairments seen in relation to ALS. The study population represents caregiver-spouses
of people with rare and devastating disease(s), ALS (and cognitive and/or behavioral
impairments). They represent a burdened and vulnerable group of caregivers between
thirty and seventy years of age. Our findings and practical implications can, to a large
extent, be generalized to other groups of vulnerable caregivers who struggle to deal with
everyday life as a caregiver of a partner with a progressive and fatal disease, like incurable
cancer and dementia.

Analytic logic

Analytic logic entailed the existence of a clear rationale infiltrating all stages of the study,
from design, data generation and analyses, to the final interpretations and conclusions
[85]. To enhance credibility of the analytic logic in this dissertation, I have attempted to
explicate my positioning in the field as a researcher and a healthcare professional and my
choices of methodological and theoretical frameworks that served as “scaffolding” for the
studies [85]. Within ID there is no clear answer to the balance between description and
interpretation in the analysis, and as a new researcher it was challenging to find the right
balance. [ therefore cooperated with my supervisors and the founder of the ID
methodology (Professor Thorne in study IV) to increase credibility of the findings [88,
175]. The iterative ID analysis process was beneficial as it ensured a profound and in depth
coherent interpretation of data, relating data to the findings [85, 86]. To achieve analytic
logic and enhance transparency of the analysis process, a model reflecting the findings
with its joint relations was created [85, 86].

Interpretive authority

Interpretive authority concerned the trustworthiness of the findings made by me as the
researcher [85]. In line with ID, I acknowledge that I, like any other individual, will be
under the influence of others including the surrounding environment and structures [85].
[ continuously remained attentive to and reflected on my presumptions as a healthcare
professional within ALS rehabilitation, a researcher and person. As an “insider” in the field
of research, I applied reflexivity throughout the process of preparing and carrying out the
studies to pursue trustworthiness [85, 176]. For instance, I explicitly attempted to identify
and consider my own presumptions and biases, such as my initial “know how” in relation
to caregivers’ challenges and needs from my previous clinical practice, and I continuously
confronted my presumptions with questions like “what else could this mean?” [85, 176].
Furthermore, to strengthen the interpretive authority and reduce the potential researcher
subjectivity of the studies, I continuously discussed my perceptions and reflections with
the research team, which included researchers conducting the intervention and
researchers who did not [85]. By being an “insider” and using myself as the “instrument”
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in the project, [ was aware of the potential risk of seeing what I wanted to see [85].
According to ID, my “insider” position was also an advantage in applied practice research,
as the researcher has clinical knowledge on the matter studied, and this may be useful
when entering the field or in preparation of e.g., interview guides [85]. On the other hand,
because I had only been working with ALS for two years prior to the PhD project, I also
consider myself partly an outsider and not too shrouded in the ALS-practice. Additionally,
[ did not have any former relations with the participants prior to the studies, except from
two related participants that [ had met in a hospital prior to the interview in study I. Nor
was | part of the execution of EMBRACE and thereby not indirectly in contact with the
participants during the intervention. To enhance transparency of the analysis process and
to reduce the risk of extending the interpretation too far from the data, I documented the
process from initial interpretations to the development of coherent and overarching
themes (Article IV, figure 3). When presenting the findings in the articles, I documented
these with quotes from the participants to illustrate my interpretation and conclusions
and thereby my interpretive authority [85].

Discussion of SOC

SOC was beneficial as a methodological framework to inform the development of
EMBRACE as it helped focus on health promotion and participants’ well-being as they
faced health undermining stressors as a consequence of their partner’s illness [92]. Guided
by the SOC elements, I strived to promote the participants’ health by shaping and
enhancing their SOC through indirectly tailoring the intervention components to enhance
comprehensibility, manageability, and meaningfulness [90, 92]. SOC thereby served as a
strategic advantage in strengthening focus and providing SOC elements helpful to uncover
and understand the complex interactions between the participants and the intervention
components in EMBRACE [90, 92].

SOC also acted as a powerful theoretical framework to guide the research questions, study
designs, and analytic direction. SOC was used to uncover the reflections on everyday
challenges and needs (study I) and evaluate EMBRACE (study II-IV) by inductively
exploring the participants’ SOC. [ acknowledge that this way of indirectly conceptualizing
SOC and its elements through the processes of empirical studies may not be within the
“spirit” of SOC [92, 177]. Antonovsky intended to investigate SOC using SOC
questionnaires [92, 177]. In this PhD project, SOC was explored qualitatively using
interviews and participant observations as methods to understand the participants’
comprehensibility, manageability, and meaningfulness. The SOC elements were used
indirectly throughout the analysis process, alongside ID or the TFA. The reason for this
was the more explorative study aims. The qualitative methods provided nuanced
subjective insights into the participants’ SOC and thereby broadened the understandings
in relation to evaluating EMBRACE. Investigating SOC using a SOC questionnaire might
have provided outcome scores that were comparable to other study results. However,
questionnaires would not have provided and expanded the complex understandings of
EMBRACE in terms of clarifying the intervention components impact on the participants’
comprehensibility, manageability, and meaningfulness. By employing and assessing SOC
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indirectly as an translation tool, I reduced some of the limitations associated with
overreliance on self-reporting and observations and minimized the likelihood of general
simplistic findings and interpretive mistakes [85]. A recent scoping review on the SOC
questionnaire showed that the SOC concept has expanded but is still employed to identify
people’s level of SOC or when planning an intervention to promote people’s SOC [178].
Retrospectively, including a SOC questionnaire pre- and post-intervention as a
supplement to the qualitative data may have expanded insights into the estimates of
effectiveness of EMBRACE on the participants’ SOC and each of the SOC elements, giving a
larger study population. A scoping review emphasized that future research, on rigorous
interventions, should determine if recognizing people’s level of SOC through a SOC
questionnaire score enables more tailored care of the person struggling with illness-
related conditions or not [178]. In line with the epistemology of Antonovsky, I perceived
the participants as interacting with the constantly changing environment [90, 179].
Informed by SOC, the focus of the studies was on the participants in their context, which
was a strength as it enhanced the understanding of the dynamic and interrelated aspects,
e.g., the participants’ experiences of EMBRACE and how this indirectly influenced on their
perception of SOC [90, 179].

In summary, SOC provided a framework with elements useful in both designing,
developing and evaluating EMBRACE which expanded my possibilities of translating their
experiences into knowledge useful in the practice of RCFM but also in a broader
perspective in the applied world [90].

Discussion of the TFA

Guided by the TFA, I deductively investigated the participants’ acceptance of EMBRACE
through seven theory-driven constructs [117]. The TFA provided constructs with
anticipated definitions representing broad aspects of acceptability [99]. In EMBRACE, this
broad and clear understanding of acceptability, based on the TFA, seemed like a strength
before the investigation. On one hand, during and after the investigation of acceptability,
the nuanced aspects of acceptability may have fragmented data because of the seven
constructs and this, in turn, could limit a coherent interpretation of acceptability of
EMBRACE. On the other hand, the specific constructs may also have provided insights into
acceptability that could have been overlooked if not explicitly highlighted in the
framework. For instance, the interview guide was not informed by the TFA constructs,
which caused some constructs like “ethicality” and “opportunity costs” to be overlooked
resulting in a lack of insight into aspects of acceptability as defined by Sekhon etal. (2017)
[99]. Further, the deductive coding of data was sometimes challenging as some of the
constructs seemed to cluster, which is acknowledged by the research group behind the
TFA [99]. A limitation of deductive coding in relation to the TFA may also be that not all
data fit into the constructs, and the question is then, what to do about these data?

According to Sekhon et al. (2017), acceptability is a subjective evaluation made by the
individuals (participants in EMBRACE) who experience (or expect to experience) an
intervention [99]. In EMBRACE, data triangulation employing participant observations
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and interviews was used to assess the participants’ acceptability of EMBRACE. However,
Sekhon and colleagues state that both qualitative and quantitative methods can be applied
for this purpose. They highlight individual and focus group interviews as well as reflective
diary entries [99]. I collected participant observations during virtual group meetings
without interrupting the participants with questions related to their acceptability. Still, I
performed a deductive analysis guided by an observation guide developed on the basis of
the TFA constructs on the participant observations. The structured deductive guide was
surprisingly easy for the members of the research group to apply, and this strengthened
the focus on the seven constructs. Nevertheless, this way of assessing acceptability may
not fit within the TFA, as it can also be challenging to sort out what is observed or is not
observed and why [85]. Still, I regard data from the participant observations as a strength
because they provided knowledge of the participants’ doings and saying during the virtual
group meetings, which was then supplemented, compared, and broadened by
perspectives shared in the individual post-intervention interviews. A limitation may be
that the pre-intervention interviews were not included. Thus, the TFA suggests that
assessing prospective intervention acceptability can help explore the full course of the
participants’ experiences of acceptability of EMBRACE [99]. Recently, a theory-driven
generic TFA questionnaire was developed to evaluate acceptability of interventions and
the use of such questionnaire may have strengthened the reliability of the findings [180].
The questionnaire contains a total of 10 questions, with two questions to choose from
within the constructs of “affective attitude” and “ethicality” [180]. In total, eight questions
are scored, one for each of the seven constructs and an extra question related to the
“generalized acceptability” [180]. Sidani et al. (2011) have also developed a framework
focusing on acceptability in terms of adherence, appropriateness in addressing the
presenting problem, convenience, risks and effectiveness [120]. This framework has
overlaps with the TFA, but I chose the TFA because it nuanced the understanding of the
participants’ acceptability by adding constructs such as burden, self-efficacy, ethicality,
and opportunity costs which were not part of the framework from Sidani et al. [99, 120].

Overall, the use of the TFA was a strength as it helped focus and nuance the participants’
acceptability of EMBRACE; however, it was also challenging sometimes to deductively
choose the construct that fitted best based on empirical data. Luckily, agreement within
the research team was always reached.

65






CONCLUSION

Conclusion

The overall aim of the PhD project was to develop, test and evaluate the palliative
rehabilitation blended learning program EMBRACE to support caregivers of PALS/Cls in
dealing with everyday challenges and needs related to their affected partner. Based on the
findings, the following conclusion can be drawn:

Firstly, this PhD study contributed to profound and important insights into caregivers of
PALS/CIs’ experiences of everyday challenges and needs related to a deceased PALS/ClIs.
In depth understandings were obtained on caregivers of PALS/CIs’ experiences on
acceptance, benefits, and challenges related to the EMBRACE intervention. The findings
demonstrated how the participants constantly had to adjust to and struggle with changes
in their everyday lives caused by the deterioration of their partners functioning.
Furthermore, the findings revealed how the illness of a partner gave rise to uncertainties
that had a negative impact on the participants’ well-being and ability to control everyday
life. To comprehend, manage and find meaning in a complex situation as a caregiver of a
PALS/ClIs, the participants had a need for being alleviated of their mourning and grief as
well as support for functioning in everyday life. These challenges emphasized the
relevance and importance of palliative rehabilitation to support this fragile group of
caregivers throughout the illness trajectory of their partner.

Secondly, an important finding was that the disease ALS seemed to overrule the entailing
cognitive and behavioral impairments which seemed to be less relevant to the participants
during their participation in the EMBRACE intervention. This may reflect the fact that they
were included in the EMBRACE intervention based on their affected relative with ALS/Cls
and therefore had no need to differentiate between illnesses among like-minded others.

Thirdly, findings illustrated that the participants perceived the EMBRACE intervention as
acceptable and beneficial. Clearly, peer-support was the most important aspect because it
enabled online face-to-face interaction and sharing of experiences with people who
recognized and acknowledged the difficult feelings and concerns that penetrated everyday
life as a caregiver of a PALS/Cls. The EMBRACE intervention facilitated a safe environment
for the participants where they could share intimate, sorrowful, and frustrating stories
which was not possible outside the group meetings. Peer-to-peer support across all stages
of ALS provided the participants with beneficial insights and knowledge that could be used
in their management of everyday challenges and needs as a caregiver of a PALS/ClIs.

Fourthly, findings demonstrated how the EMBRACE intervention, guided by SOC,
promoted the participants’ health by tailoring intervention components that would
enhance their comprehensibility, manageability, and meaningfulness. Furthermore, I
found that adding SOC elements helpful to unravel and understand the interactions
between the participants and their context to evaluate the benefits and challenges of the
EMBRACE intervention was a strategic advantage. SOC also helped illuminate the
intervention components that could be strengthened to reduce the challenges perceived
by the participants.
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Finally, the EMBRACE intervention provided an environment for the participants to
engage, relate and share personal experiences, concerns and frustrations related to being
a caregiver of a PALS/CIs. This knowledge should be seen in combination with existing
evidence on the positive influence of peer-support, tailored components and information
provided through an accessible online intervention to support caregivers of PALS/Cls
during the illness trajectory of their relative.
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Implications for online caregiver support

Based on the findings in this dissertation, I suggest that attention should be paid on the
following implications for online caregiver support to challenge and enhance the benefits
of an online palliative rehabilitation blended learning program.

Focus should be on online support interventions that aim to address and support
caregivers’ needs of being alleviated of their mourning, grief, and support their functioning
in everyday life. This is important as caregivers go through a parallel process of having to
adjust to a new everyday life like their affected partner. Tailored interventions based on a
palliative rehabilitation approach should provide insights, understandings, and tools to
enhance caregiver management of everyday life, in terms of how to deal with illness
related uncertainties, lack of control and what to hope.

The fact that no illness differentiation between ALS and the entailing cognitive and/or
behavioral impairments was made by the caregivers may indicate that the EMBRACE
intervention could act as an online support intervention to caregivers of PALS with or
without cognitive and/or cognitive impairments, supporting their dealing with everyday
challenges and needs related to the affected partner.

It is further suggested that online support interventions should incorporate virtual face-
to-face peer-support groups facilitated by a healthcare professional. To enhance learning
outcomes, groups of caregivers representing different stages of ALS/Cls is beneficial, as
both the experienced and the less experienced caregiver can reflect and potentially learn
and adjust their ways of dealing based on beneficial insights gained from one another.
Regular meetings every month through a minimum of four months is recommended as
development of relations take time online and is necessary for the caregivers to feel
comfortable to share aspects from their lives.

[t was demonstrated that the EMBRACE intervention, informed by SOC, was beneficial in
enhancing the caregivers’ comprehensibility, manageability, and meaningfulness during a
chaotic life situation. SOC should be regarded and included as a resource, strengthening
the focus in the development, and tailoring of a health promotive support intervention for
caregivers to enhance their SOC and thereby reduce their experience of stress.

These above-mentioned initiatives and suggestions on the development and tailoring of
an accessible online support intervention may enhance interventions targeting caregivers
in dealing with everyday challenges and needs related to PALS/Cls.
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Future research

This PhD dissertation presents knowledge on caregivers of PALS/CIs’ experiences of the
EMBRACE intervention. Still, there are areas to explore in future research. Suggestions on
areas for future research to confirm, nuance and broaden the insights gained in this project
are outlined below.

L

1L

1L

V.

Transferability of the EMBRACE intervention

The fact that the caregivers did not seem to differentiate between ALS and ALS/Cls
it could be beneficial to explore and clarify whether EMBRACE is beneficial for
caregiver of PALS without cognitive and/or behavioral impairments or not. This
can lead to insights into the interventions’ transferability to caregivers of PALS and
potentially also other groups of caregivers struggling with progressive and fatal
illnesses of a partner, such as cancer and dementia.

Perspectives of distributers

Focus on the project was on the recipients e.g, the caregivers and their
perspectives of the EMBRACE intervention. To enhance a coherent understanding
of the EMBRACE intervention, it is important to assess the perceptions of benefits
and challenges of the distributers e.g., the professionals executing EMBRACE.

Additional support intervention for professionals

The findings demonstrated that relations with professionals supporting the
families were complex and entailed conflicts due to lack of knowledge and clearing
expectations. The collaboration between the professionals and the families might
be better if the professionals were informed about how to address and support the
complex needs of the families. It could therefore be beneficial to deliver the already
developed support intervention targeted professionals and explore their
experiences of intervention.

Perspectives of the PALS/Cls

The findings documented the caregivers’ challenges and needs related to PALS/Cls
and the caregivers’ experiences of the EMBRACE intervention. It could, however,
be beneficial to explore the perspectives of PALS/Cls to provide insights on how it
is to be the indirect cause of the need for a support intervention for the caregiver.
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English summary

Family caregivers of persons with amyotrophic lateral sclerosis and cognitive and/or
behavioral impairments (PALS/CIs) are highly affected by the deterioration of their
partner’s functioning causing high caregiver burden, anxiety and depression. Amyotrophic
lateral sclerosis (ALS) is a progressive and fatal neurodegenerative illness with no cure.
Around half of the people with ALS are at risk of developing cognitive and/or behavioral
impairments. The cognitive and behavioral impairments in persons with ALS are known
to increase caregiver distress. This PhD project is affiliated with the Danish National
Rehabilitation Center for Neuromuscular Diseases.

The overall aim of the PhD project was to develop and evaluate the palliative rehabilitation
blended learning program named EMBRACE, by involving caregivers of PALS/CIs and
professionals. The dissertation consists of four articles based on four empirical studies,
employing individual and focus group interviews, participant observations and
questionnaires to generate data. In all, 28 caregivers and nine professionals participated
in this study.

In article I [29], the aim was to explore the reflections of family caregivers of deceased
PALS/Cls and professionals on retrospective everyday challenges and needs related to
supporting PALS/Cls. The analysis on family caregiver data revealed three interrelated
themes: Accepting that nothing else matters, Adjusting to new roles while balancing, and
Different values in relations. The themes represented the caregivers’ constant struggle to
comprehend, manage, and to find meaning with their relative’s illness in everyday life, and
furthermore revolved around promotive or restraining relations with family, friends, and
professionals. Three themes were identified in data on the professionals: Collaboration a
balancing act, Working in a home of sorrow, and Coordinating threads to tie. The themes
illustrated how the professionals acted as an outside interference on the families lives
because of the family’s dependency on support but also how the complex care of the
PALS/ClIs required coordination with different departments, organizations, and people.

In article II [117], the aim was to investigate the participants’ acceptability of EMBRACE.
A deductive analysis showed that affective attitude referred to the importance and
meaning of peer-support. Burden concerned the technical challenges and frequent
interruptions. Ethicality concerned the exposure of the affected partner while sharing own
experiences. Intervention coherence referred to the shared destinies among the
participants. Opportunity costs concerned work-related costs. Perceived effectiveness
addressed the usefulness of engaging with peers to learn how to deal with challenges now
and later in the illness trajectory. Self-efficacy represented their willingness to learn about
the illnesses.

In article III (in preparation), the aim was to explore the participants’ perceptions of
benefits and challenges of EMBRACE. Three overarching themes were identified from the
analysis. The themes represented an interrelated parallel process containing both
individual and interpersonal factors that influenced the participants’ experiences: Striving
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to Obtain Control in Everyday Life, Peer-support Across the Illness Trajectory, and The
Complexity of Relations.

In article IV (in review), the aim was to investigate what goes on in online peer-support
among participants in EMBRACE. Three themes were identified: Relating my situation to
others’ concerned the different ways caregivers interacted and how these initially evolved
around practical topics. Later, as the participants began to familiarize, they started Making
room for forbidden thoughts such as personal and sorrowful thoughts and frustrations that
they could not share elsewhere. Feelings of trust and a sense of belonging empowered
them to share their genuine wish and Longing for normalcy with all the trivialities that
ALS/Cls had robbed of them.

The overall conclusion in this dissertation is that caregivers of PALS/Cls struggle with
illness related uncertainties of their partner causing lack of control and feelings of no sense
of coherence in everyday life. The caregivers have needs of being alleviated of their
suffering and mourning as well as supported in their daily functioning. A palliative
rehabilitation approach guided by SOC was beneficial in enhancing the caregivers’
comprehensibility, manageability, and meaningfulness in a chaotic everyday life.
Caregivers in the EMBRACE intervention did not seem to differentiate between ALS and
ALS/Cls, which may indicate that EMBRACE is transferable to caregivers of persons with
ALS without cognitive and /behavioral impairments.
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Dansk resumé

Pargrende til personer med amyotrofisk lateral sklerose og kognitive og adfeerdsmaessige
forandringer (PALS/CIs) er i hgj grad pavirket af deres partners sygdomssvakkelse,
hvilket belaster den pargrende og fgrer til angst og depression. Amyotrofisk lateral
sklerose (ALS) er en uhelbredelig, progressiv og dgdelig neurodegenerende sygdom.
Omkring halvdelen af populationen med ALS risikerer kognitive og/eller adfeerdsmeessige
forandringer. De kognitive og adfeerdsmaessige forandringer ved personer med ALS er
associeret med lidelse blandt pargrende. Dette Ph.d.-projekt er affilieret ved
RehabiliteringsCenter for Muskelsvind i Danmark.

Det overordnet formdl med Ph.d.-projektet var at udvikle og evaluere den palliative
rehabiliteringsintervention, kaldet FAVN, gennem brugerinvolvering af pargrende til
PALS/CIs og professionelle. Afhandlingen omhandler fire artikler baseret pa fire
empiriske studier, der anvender individuelle- og fokusgruppe interviews, deltager
observationer og spgrgeskemaer til at generere data. I alt deltog 28 pargrende og ni
professionelle i projektet.

Formadlet med artikel I [29] var at undersgge pargrende til afdgde PALS/CIs og
professionelles’ refleksioner over hverdagsudfordringer og behov relateret til PALS/Cls.
Tre sammenhangende temaer blev identificeret i data fra de pargrende: Accept af at intet
andet betyder noget, Tilpasning til nye roller, mens man balancerer og Relationers
forskellige betydninger. Temaerne reprasenterede de pargrendes konstante kamp for at
begribe, hdndtere og finde mening med deres pargrendes sygdom i dagligdagen og
omhandlede samtidig de fremmende og haeemmende relationer til familie, venner og
professionelle. Tre temaer blev identificeret i data om de professionelle: Samarbejde en
svaer gvelse, Arbejde i sorgens hjem og Koordinerede trdde at binde. Temaerne illustrerede
hvorledes de professionelle agerede som udefrakommende forstyrrelser pa familiernes liv
grundet deres afthangighed af professionel stgtte samt hvorledes den komplekse pleje af
PALS/ClIs kraevede koordinering med forskellige afdelinger, organisationer og personer.

Formalet med artikel II [117] var at undersgge de pargrendes accept af FAVN. En deduktiv
analyse viste, at Folelsesmaessig attitude refererede til vigtigheden og betydningen af peer-
stgtte. Belastning omhandlede tekniske udfordringer og hyppige afbrydelser. Etik
omhandlede eksponeringen af den sygdomsramte, nar man delte egne oplevelser.
Intervention sammenhang refererede til de feelles skaebner blandt deltagerne. Lejligheds
omkostninger omhandlede arbejdsrelaterede omkostninger. Oplevet effektivitet
adresserede gavnligheden af at engagere sig med ligesidede for at lzere at handtere
udfordringer nu samt senere i sygdomsforlgbet. Tiltro til egne evner repraesenterede deres
villighed til at leere om sygdommene.

Formalet med studie III (under udarbejdelse) var at undersgge deltagernes oplevelser af
fordele og udfordringer ved FAVN. Tre overordnede temaer blev identificeret i analysen.
Temaerne repraesenterede en sammenhaengende parallel proces, der indebar savel
individuelle som interpersonelle faktorer, der influerede pa deltagernes oplevelser:
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Straeben efter at opnd kontrol i hverdagen, Peer-stgtte pd tveers af sygdomsforlgbet, og
Kompleksiteten i relationer.

Formalet med artikel IV (i review) var at undersgge, hvad der foregar i online peer-stgtte
blandt deltagerne i FAVN. Tre overordnede temaer blev identificeret: Sammenholde min
situation mod andres indebar de forskellige mader de pargrende interagerede pa og
hvorledes disse i starten omhandlede praktiske foranstaltninger. Senere, da deltagerne
havde leert hinanden bedre at kende, begyndte de at Skabe plads til forbudte tanker som
for eksempel personlige og sorgfulde tanker og frustrationer, som de ikke kunne dele
andre steder. Fglelsen af tillid og af at hgre til gjorde deltagerne i stand til at dele deres
oprigtige gnske og Langsel efter normalitet med alt det, som ALS/Cls havde frargvet dem.

Den overordnede konklusion i afhandlingen er, at pargrende til PALS/CIs keemper med
sygdomsrelaterede usikkerheder, hvilket fgrer til tab af kontrol og en manglende fglelse
af sammenhaeng i hverdagslivet. De pargrende har brug for lindring af deres lidelser og
sorg samt stgtte af deres ggren og laden i hverdagslivet. En palliativ rehabiliteringstilgang,
guidet af teorien om oplevelse af sammenhang, synes gavnlig i forggelsen af deltagernes
begribelighed, handterbarhed og meningsfuldhed i en kaotisk hverdag. Pargrende i FAVN
synes ikke at differentiere mellem ALS og ALS/CIs, hvilket kan indikere, at FAVN er
overfgrbar til pargrende til personer med ALS uden kognitive og/eller adfeerdsmaessige
forandringer.
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Introduction

Amyotrophic lateral sclerosis (ALS) is a progres-
sive neurodegenerative disease that worsens
relentlessly, with death occurring after a median
of 3.2 years.! A review showed that the number of
people diagnosed with ALS is increasing, ranging
in Europe from 2.1-3.8 per 100,000.2 There is
now a clear clinicopathological relationship
between ALS and frontotemporal dementia.?
Studies show that about 50% of the people with
ALS may also suffer from extra-motor signs and
symptoms, such as cognitive and/or behavioral
impairments, and 10-15% meet the diagnostic
criteria for frontotemporal dementia.*% Family
caregivers, like spouses, partners, children, and
siblings (hereafter termed caregivers) are
described as the pillars of ALS patient care in the
literature and research concludes that the conse-
quences of ALS have a profound impact on the
psychosocial well-being of these caregivers.”®
Two studies show that behavioral changes are the
strongest predictor for psychosocial distress in
caregivers of persons with ALS.%10 Caregivers
experience decreased well-being due to the more
cognitive and/or behavioral impairments than to
the physical disability of the person with ALS.81!
Also, health professionals supporting and helping
people with ALS are at high risk of experiencing
decreased well-being.12 The presence of executive
and behavioral impairments in ALS has also been
found to negatively affect the relationship between
the ALS patient, family, and the health profes-
sionals.!? Connelly ez al.'* conclude that health
professionals need psychosocial support that
addresses the moral distress and the ethical chal-
lenges related to the terminal neurological illness
and the communication performance and focuses
on a supportive attitude of acceptance of the inev-
itability of death.

Background

A review of the cognitive, emotional, and psycho-
logical manifestations in ALS found impairments
in perception and processing of emotions, social
cognition, and alterations in certain cognitive
functions, such as executive functions, verbal flu-
ency, language, and verbal memory.> Moreover,
behavioral changes seen in relation to ALS con-
cern disinhibition, apathy, loss of sympathy or
empathy, perseverative, stereotyped or ritualistic
behavior, hyperorality, or dietary change.!®
Cognitive and behavioral impairments in ALS are
associated with more rapid progression and
poorer prognosis, with a risk of death being 2 to

2.53 times higher than unimpaired controllers,
equal to a median survival of 19-20 months com-
pared to 46 months in unimpaired controllers.16

Caregivers of people with ALS are often without
any previous experience with the role of a car-
egiver.l” Caregivers need to accommodate them-
selves to the significant needs of the person with
ALS as well as to a myriad of associated cognitive
and behavioral symptoms within a short period of
time.18 Caregivers are known to neglect their own
needs and jeopardize their well-being in order to
take care of the person with ALS.8:% Rehabilitation
assists ALS patients and caregivers to adapt to the
psychical and psychological challenges of living
with ALS!9:20 and the palliative care that is essen-
tial from the debut of ALS?! because it seeks to
alleviate psychical, psychological, and existential
distress among the ALS patients and the caregiv-
ers and improve their quality of life.10,22

Existing research is sparse on which challenges
caregivers and health professionals experience in
everyday life with the person with ALS particu-
larly in regard to cognitive and/or behavioral
impairments (PALS/CIs) and how these can be
addressed and supported to enable coping.2? The
aim of this study was to explore reflections of car-
egivers and health professionals regarding coping
with the everyday challenges involved in caring for
a PALS/CIs. This effort was undertaken in order
to better target future supportive interventions for
both caregivers and health professionals.

Methods

Design

The design was qualitative, and the methodology
Interpretive Description (ID) was used. ID was
chosen as a means to explore the challenges faced
by caregivers and health professionals through an
inductive analytical methodology.2* ID aims to
create knowledge that can help solve challenges
that arise in clinical practice.?* The theoretical
lens of the sense of coherence (SOC) by Aron
Antonovsky was applied to explore the partici-
pants’ ability to cope with life stressors and how
three core components, comprehensibility, man-
ageability, and meaningfulness, need to be pre-
sent in order to cope with and experience life as
coherent and thereby reduce stress.?> Combined
ID and SOC guided the whole study from the
planning phase, developing of interview guides,
and analysis to the writing up of findings by
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offering an organizing logic with focus on a prac-
tice-based problem, methods to use, and analyti-
cal interpretive descriptions within the SOC.2425

This study was carried out in Denmark, where
public healthcare, including assistive devices, is
part of the taxpaid National Health System.26 A
PALS/CIs can receive help and support at home
from either community or private healthcare ser-
vices without being charged. This study was

embedded in the PhD project EMBRACE
(FAVN) and affiliated with the National
Rehabilitation Center for Neuromuscular

Diseases (RCFM).27” RCFM is a highly special-
ized private outpatient hospital financed by the
National Health System in Denmark that sup-
ports the public social and healthcare system in
rehabilitation of people with different kinds of
neuromuscular diseases, including ALS.28 The
professionals are organized into multidisciplinary
teams consisting of nurses, occupational thera-
pists, physiotherapists, medical doctors, psychol-
ogists, and social workers.?” The professionals
who work with persons with ALS are called ALS
counselor and are provided with the possibility to
get access to highly specialized knowledge of ALS
and rehabilitation of everyday life with the
disease.

Data collection

A total of 16 persons participated: caregivers
(n=17) and health professionals (z=9), repre-
senting approximately 35 PALS/CIs. The car-
egivers were two adult children and five partners
or spouses. The health professionals were nurses,
social and healthcare assistants/helpers, visitation
and aid consultants, dementia consultants and
occupational therapists, and trained people with-
out a professional education employed in private
healthcare services. Hereafter, all are referred to
as health professionals. Caregivers were eligible if
they were a spouse, partner, or an adult child of a
deceased person with ALS and if the caregivers
described the deceased as having had cognitive
impairments as defined in International
Classification of Diseases 11th Revision.?° The
caregivers were included if they had either been
living with the person with ALS until death or
had been in a close relationship with the deceased
within the last 6 months. Convenience sampling
was applied in selecting the caregivers,?* who
were asked to contact the first author after an
information letter about the purpose of the study
was posted on the websites of the patient

organization The Danish Muscle Dystrophy
Foundation and the RCFM. The first author
then assessed the eligibility of the caregivers
according to the inclusion criteria before enroll-
ment. A further two caregivers were recruited
through a neurological department at a hospital
and one through an ALS counselor at the RCFM
(Table 1). Caregivers known to the first author
(former ALS counselor at RCFM) or third author
(ALS counselor at RCFM) were excluded.

Professionals were eligible to be included if they
had a formal experience of caring and supporting
PALS/CIs and had either a healthcare education
or if they were trained people employed in private
healthcare services. Professionals were excluded
if they were known by the first or third author.
Purposive sampling of the health professionals
was applied, aiming for variety among partici-
pants in regard to professional background, years
of seniority, and experience with PALS/CIs, and
their in-depth knowledge by virtue of their
equipped experience with the topic investigated.?*
Key leaders from specific departments within
community health and social care were identified
through the municipal administration of one large
and one medium-sized community in Denmark,
and one leader from a private healthcare service
was selected and invited by phone and e-mail.
The key leaders chose the health professionals
that fulfilled the inclusive criteria (Table 2).

Between March and May 2020, 10 individual
semi-structured interviews were carried out by
the first author with caregivers and health profes-
sionals by in-person meetings in the homes of the
caregivers, by phone, or via Skype interviews.
Seven caregivers participated in six individual
interviews and two related caregivers were inter-
viewed together. Interviews lasted between 57
minutes and 2 hours 7 minutes.

Focus group interview was used with the health
professionals in order to allow a dialogue, rethink-
ing, and discovery of unexpected experiences
between health professionals from the same com-
munity healthcare services in regard to ALS and
cognitive impairments.?* One semi-structured
focus group interview with five participants and
four semi-structured individual interviews were
conducted with the health professionals by the first
author. The focus group interview took place at
local health care center, while the third author
observed. Focus group interviews with all the
health professionals had been planned but was
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Table 1. Demographic characteristics of the caregivers that participated in

the study.

Participants - caregivers (n=17)
Gender Male 1
Female 6
Age <22 1
23-45 1
47-55 2
56-65 2
>66 1
Relation Married/spouse/partner 5
Adult child 2
Occupational status working 4
Retired 3
Years of ALS-trajectory <1 0
2-3 6
4-5 1

ALS, amyotrophic lateral sclerosis.

changed to individual interviews due to the
COVID-19 lockdown. The individual interviews
with the health professionals lasted between 42
minutes and 1 hour 10 minutes and the focus
group interview 2 hours 15 minutes. Ten health
professionals were invited, but one nurse dropped
out due to extensive workload caused by the
COVID-19 pandemic. Two semi-structured inter-
view guides were developed for caregivers (Table 3)
and health professionals (Table 4). Interviews were
digitally recorded and conducted in Danish, and
quotes were subsequently translated into English.
The research group consisted of four female
researchers: PhD student (master’s degree in edu-
cational psychology, OT, former ALS counselor),
professor (PhD, OT), Senior Researcher (PhD,
Master of Public Health, RN) both with experi-
ence within the fields of rehabilitation and pallia-
tive care, and RN (clinical nurse specialist, family
therapist, and ALS counselor at RCFM).

Analysis
The analysis was inspired by the three core ele-
ments in SOC: comprehensibility, manageability,

and meaningfulness, which guided an inductive
analysis of the participants’ way of coping with
everyday challenges related to the PALS/ClIs.25:30
Furthermore, the analysis followed the four-step
process guided by the ID methodology.2* First,
all interviews were transcribed in verbatim and
uploaded into the electronic software program
NVivo™ 12. Second, the transcripts were read
and initially coded separately by the first and last
author, and subsequently the codes were com-
pared according to circumstances found in the
data. Third, preliminary relationships were dis-
tilled as categories and a critically appraisal of
relationship within all data across subgroups and
relevant thematic options lead to the primary cat-
egorization. In an iterative process of scrutinizing
the codes, the whole research team critically dis-
cussed the relationships and patterns within the
data, and this led to the final extraction of the
main messages and capture of the overarching
categorical themes. Finally, the last analytic step
resulted in the interpretive thematic and concep-
tual description that formed a model capturing
the main findings regarding the caregivers’ and
health professionals’ challenges in their everyday
life with the deceased PALS/ClIs.?*

Ethics

The study was registered on clinicaltrials.gov (Id
no. NCT 04638608) and adheres to the COREQ
checklist,3! the Declaration of Helsinki32? and fol-
lows the ICMJE recommendations.?? The study
was not under obligation to notification to the
Danish Data Protection Agency (File no. 2019-
521-0144), or the Central Denmark Region
Committees on Health Research Ethics (File no.
1-10-72-1-19). Participants provided informed
consent and both oral and written consent were
obtained from all participants prior to data
collection.

Results

The analysis with the theoretical lens of SOC
gave an overall understanding of the challenges
among our participants, the caregivers and health
professionals, through six categorical themes.?>
The interrelating themes of the caregivers,
‘Accepting that Nothing Else Matters’, ‘Adjusting
to New Roles while Balancing’, and ‘Realizing
Different Values in Relationships’, revealed how
the caregivers were in a constant struggle to
understand and capture the meaning and impact
of their situations. The themes unfold the
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caregivers’ difficulties in comprehending and
managing the everyday challenges of the PALS/
ClIs, which caused an overall sense of there being
no coherence in everyday life. The relationships
with family, friends, and health professionals var-
ied in value and indicated how they either pro-
moted or restrained an SOC among the caregivers.
The health professionals acted as an outside
interference in the families’ everyday lives due to
their dependency on help and support, which was
represented in the themes: ‘Collaboration a
Balancing Act’, “Working in a Home of Sorrow’,
and ‘Coordinating Threads to Tie’ (Figure 1).

Adjusting to new roles while balancing

The caregivers described how the consequences of
their relative falling ill with ALS and cognitive
impairments changed the roles in the family and
how they had to constantly adjust to these changes.

Yes, but I was still a wife, but at the same time I was
also the wife who was doing an ungrateful job . . . I
was also the nurse, and all that. Because it was me
who was in charge of everything. (ID 8)

As the PALS/CIs became increasingly impaired,
the caregivers explained how they had to take
greater and greater charge of the everyday chores,
taking on new responsibilities in the housekeep-
ing and learning craftsman skills, such as chang-
ing tires and fixing things in the home. The
caregivers explained how they had to support and
help the relative getting dressed, being groomed,
guided through daily activities, and moreover
help organize and carry out things during every-
day life.

I pushed his wheelchair into the bathroom, where
his commode was, and then, we went into the
bedroom, and I got him undressed and tucked him
in. And then in the morning, when we got up, it was
all about getting him out of bed and into the
wheelchair. And getting him bathed and dressed
and getting him downstairs and then we started . . .
and I had to give him his medicine and his protein
supplement and whatever else he needed in the
feeding tube. (ID 8)

They explained how they supported and guided
the PALS/CIs during public and social arrange-
ments, where they, in addition, had to deal with
provocative outbursts and inappropriate behavior
by their partner with ALS, which was caused by
the cognitive impairments. One participant

Table 2. Demographic characteristics of the health professionals that

participated in the study.

Participants (professionals) in (n=9)
total
Gender Male 1
Female 8
Residence Urban (>40,000 Citizens) 5
Rural (<40,000 Citizens) 4
Years of ALS experience 1 3
2=3) 4
4-5 1
>6 1
Professional background *Healthcare professional 8
Unskilled 1
*Healthcare profession Nurses 3
Occupational therapists 2

Social assistants/helpers 3

ALS, amyotrophic lateral sclerosis.

*Elaborates which professions the healthcare professionals revolves around.

explained how she was confronted by the man-
ager of a grocery shop.

‘(Name of the affected partner] is no longer allowed
here because he steals’. And I remember how sad I
felt . . . And when I came home, I saw . . . [name of
the affected partner] had also taken candy from the
plastic bins, you know, the ones that are placed at a
child’s level, and I could also see when he came
home, that he was sitting on some candy . . . And I
remember being very sad when this happened
because there were a lot of people, I knew who were
just standing there and staring. (ID 10)

The caregivers spoke about how they had to
assume many different roles, informal -carer,
nurse, project leader, all-round secretary, and
caretaker, and at the same time being emotional
involved as a spouse, partner, or child.

Yes, she did come to help, and it was partly to let me
have time with [the name of the affected partner],
but also to be able to have time to do the things that
needed to be done besides that . . . Yes, you have
many roles in that situation. Yes, but you became a
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Table 3. Interview guide for caregivers of deceased persons with amyotrophic lateral sclerosis and cognitive and/or behavioral

impairments. (PALS/Cls])

Key questions

Elaborative questions

Try and tell me about yourself

What was your relationship with the person with
amyotrophic lateral sclerosis and cognitive and/or
behavioral impairments (ALS/Cls) you have lost?

Looking back, try to describe what have been most
burdensome for you in the whole ALS/Cls disease
trajectory?

How did you become aware of your relative’s ALS/Cls?

How would you describe everyday life with your relative
with ALS/Cls?

Try to explain at which point in the ALS/Cls trajectory of
your relative you realized you needed support?

How long has it been since you lost your relative/loved one?

How was your relationship with your family?

How did you experience your own situation?

What did you do to manage the disease trajectory?
What was important for you in this period of life?
How did your network react toward you?

How did the cognitive impairments (Cls) of your relative affect your
relationship?

What was your reaction toward the Cls of your relative?

How did handle you handle the challenges related to the Cls?

How did the ALS/CI trajectory of your relative affect your family?
What was your role during the disease trajectory?

What kind of losses did you experience during the period?

How did you cope with these losses?

Who supported you during the trajectory?

What kind of help and support did you receive?

What did you miss in order for you handle the situation?
What was the biggest challenge for you in your everyday life?
Who was important for you during this period?

ALS, amyotrophic lateral sclerosis; Cl, cognitive impairments.

Table 4. Interview guide for health professionals caring for people with amyotrophic lateral sclerosis and cognitive and/or behavioral

impairments (PALS/Cls).

Key questions

Elaborate questions

Try to elaborate on when you felt most challenged
in your work with the families of a person with
amyotrophic lateral sclerosis and cognitive and/or
behavioral impairments (PALS/Cls)?

How did you become aware of the cognitive and/
or behavioral impairments (Cls) of the person with
amyotrophic lateral sclerosis (ALS)?

What was stressful for you in your work with the families?
How did you work with the person with Cls?

How did you work with the relative to the person with Cls?
What would have been supportive for you in this situation?
How were you able to take care of yourself?

How did you experience your ability to support the carer?

How would you describe the person with Cls?

How did you experience the personality and behavior impairments?
How did you experience the language impairments?

When did the Cls appear during everyday life?

What was your reaction toward the person with Cls?

How did the Cls affect your relationship toward the person with ALS?
How did you handle the challenges related to the Cls?

What was the biggest challenge in regard to Cls?

What did you miss in regard to your handling of the situation?
What kind of support could have beneficial for you?

What was the biggest support for you in this situation?

What kind of role did you have in the disease period?

When have you felt alone with your challenges?

ALS, amyotrophic lateral sclerosis; Cl, cognitive impairments; PALS/Cls, persons with amyotrophic lateral sclerosis and cognitive and/or behavioral

impairments.
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Figure 1. Reflections on everyday challenges of family caregivers and health professionals regarding coping
with a person with amyotrophic lateral sclerosis and cognitive and/or behavioral impairments. The findings
represent the caregivers illustrated in the inner circle interacting with the health professionals, who act as
outsider interference in the everyday lives of the families.

project manager, that’s how it was, it became project
ALS . ..Itdid. ID 13)

The coordinating role in the ‘ALS project’ was
described as a way to get things ‘fixed’ and as a
project that affected every aspect of their daily
lives. For instance, they became responsible for
the personal as well as the practical care of the
PALS/CIs, providing support, coordinating
appointments with different departments and
people in the hospital and in the community
healthcare services, and taking care of the home,
kids, economy, and gardening.

The caregivers emphasized how physical impair-
ments affected their relationship and intimacy.
They could kiss, caress, and hug and the PALS/
ClIs only responded passively.

Well, Imust say, it does something to the relationship
when you have to wipe the saliva off his month
before you can give him a kiss. No matter whether

you like or not, it does matter! . . . I don’t think I
really realized it [missing physical contact]. Well, I
sometimes gave him a kiss on the cheek, but then I
sometimes felt that it was a duty at the end. (ID 13)

Some caregivers expressed how they tried to hold
on to the relationship by continuing to sleep next
to the person, holding hands, hugging when they
helped the PALS/CIs’ arm around themselves,
but at the same time explained how different and
difficult it was.

Actually, right from day 1 when he was diagnosed, it
was like that . . ., I thought ‘From now on you can’t
be committed to him as much as you once were a.
You may as well start to say goodbye, because he’s
not staying and whether it lasts 2 years or 5 years or
whatever’. I probably didn’t expect it to only last
[number of] years. It was like that, when he gave me
hugs and stuff like that, I did not feel as intensely
effected as I once had, and I’m sure, that’s because
I was starting to let go. (ID 11)
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Accepting that nothing else matters

The symptoms from ALS and cognitive impair-
ments overshadowed the caregivers’ everyday
lives.

I think it’s often difficult not to get upset, so I tried
all the time to think: “You’re here now and you’re
trying to make [the affected relative] happy and also
make your other relatives happy . . . and then you
can wait and get upset when you get back home’.
(ID 14)

They argued how time became crucial and lim-
ited because they along the course of the develop-
ment of the disease quickly realized the
irreversibility of the condition and that they were
about to lose their relative, which emphasized the
need to prioritize the time left together. Doing
things that mattered to the PALS/CIs, like visit-
ing old haunts, going on weekend trips, and daily
excursions became a prioritization of the feeling
that nothings else mattered. They described that
knowing that it was ‘now or never’ made them
endure their relatives’ behavior and sharpen their
focus on living in the present moment while put-
ting their own lives on hold.

As my mother said, we were living in the present, it
was my father who was top priority, and everyone else
had to push everything else aside. It wasn’t in his spirit
the way things turned out, but that’s how it was. And
we could only do that because we loved him. (ID 9)

Relinquishing spare time and in general repress-
ing your own needs to support and help the
PALS/CIs became a way of coping and making
the last period together precious.

Yes, it affected me deeply [when the partner became
terminal ill], it did. But I tried as best I could not to
show it and then . . . the last 3 weeks [the partner]
lived; I almost didn’t sleep. (ID 8)

The caregivers expressed that they needed to pro-
cess feelings like grief, sorrow, and frustration and
repress their need to relax, plan their days like
before, and sleep properly. The caregivers
reflected on their constantly conflicting feelings
toward the PALS/CIs. They described how they
were divided by their love for their relative, but at
the same time, sometimes hoped that it all would
come to an end.

I used to say that he died a little every day, and I
broke down a little more every day. So, I was just so

. . ., had come to grips with the sorrow before he
died, because I’d lost him slowly along the way after
all. ID 11)

They explained how they sometimes wanted to
get away from home because their lives were
turned upside down and filled with uncertainty,
frustration, and sorrow, but as soon as they went
to visit friends, they wanted to go back home and
not waste the precious time they had left with the
relative. The caregivers elucidated how they were
torn by conflicting feelings like uncertainty about
the future and wanted to get the most out of the
little time left rather than being frustrated about
not being able to deal with the ALS and the cog-
nitive impairments and take control of their eve-
ryday lives. As part of these inconsistent feelings,
the caregivers explained that they felt frustrated,
scared, angry, and sad when they began to notice
the changes in behavior and language and how
the lack of knowledge about the disease caused
even more conflicts in the families.

I think it was very scary. And I was like It’s really
weird’ but it was also when I learned something
about it, I think it helped me a lot, but I still feel it
was very unpleasant. (ID 14)

Changes in behavior and language became a
known and recognizable condition that the car-
egivers explained they had to endure and, for
instance, stopped confronting their relative
regarding the cognitive impairments related to
uninhibited behavior and language. Everyday life
was emphasized by the caregivers as full of losses
and sorrow because of the constant progression of
the disease. Being a caregiver of PALS/CIs was
described as a struggling to manage the challenges
and new roles without any prior experience of
such a complex situation. This caused a sense of
loneliness in a situation characterized by chaos.

Realizing different values in relationships

The caregivers described various relationships as
a continuum containing both positive and nega-
tive aspects, indicating that some relationships
became important regarding being able to cope
with everyday life with the PALS/CIs and were
therefore considered a lifeline in contrast to
adverse relations being burdensome, frustrating,
but also sometimes necessary. Relationships with
family members, friends, and professionals
spanned the whole range of these feelings. The
caregivers described how some professionals
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became important to the families because they

helped and supported them during the
trajectory.
We have a care coordinator, [name of the

coordinator], and SHE IS SIMPLY WORTH HER
WEIGHT IN GOLD. I LOVE HER MORE
THAN ANYTHING ELSE IN THE WORLD.
And she simply stood by us right from day 1 . . . she
took care of everything. Everything that had to be
applied for and all that stuff. She got the needed
signatures, filled out the papers, made sure to send
them, and before I could say, Jack Robinson, she
was here with it. (ID 8)

The professionals were the nurse, dementia con-
sultant, general practitioner (GP), neurologist,
and health coordinator, who kept calling, asking if
they needed any help, prioritized extra time to
talk with the caregivers despite having little time.
The caregivers described how these health profes-
sionals became a lifeline, highlighting the major
and vital role the health professionals played
regarding the caregivers’ ability to deal with
changed life conditions. But some had negative
experiences, and one caregiver said,

Well, every time we got a new application that had
to be submitted, you had to start all over. And you
know that as the diseases progresses. You get new
social workers who must process the application for
speech impairments, for example, or who must take
care of the assistive aids or . . . We also had to deal
with a new category when he began to need a
personal assistant. So, we kept meeting new people
. . . And that is also very annoying when you are
dealing with a terminal patient. (ID 13)

The caregivers described how the collaboration
sometimes became a burden which consisted of
hard and sometimes very frustrating work when,
for instance, they had to draw the line in relation
to how they wanted the professionals to act in
their homes, or how they had to fight for the
needed help from the community healthcare con-
sultants. The caregivers sometimes felt an
increased workload when community or private
healthcare services entered the homes because the
caregivers had to deal with a large turnover of
staff coming into their homes and spend time and
energy instructing health professionals, translate
the wishes of the PALS/CIs, or rearrange the
positions in bed or wheelchair after the health
professionals had left the home. They elaborated
how this caused insecurity and frustration for

both the caregivers and the sick relative because it
was crucial that the health professionals knew the
PALS/CIs and how the person should be helped
and supported despite their lack of ability to
express themselves. The caregivers described how
persons in their family and friends played an
essential part in relation to their experiences of
burden and ability to deal with the disease
trajectory.

She [a friend] helped me with many legal things,
like applying for disability cards, and, or, you know

. a disability car, and for compensation for
critical illness, and my own critical illness, and . . .
And my sister too, and our boys. They’ve been
nothing but amazing, our boys . . . They sometimes
kindly said ‘Mom, go to a café and we’ll take care
of Dad!’. (ID 10)

Also, these relationships became a lifeline for the
caregivers who often felt lonely despite having
people — often health professionals — around them
all day. The caregivers also described how other
acquaintances surprised them by taking responsi-
bility and action independently and supported
them, while others disappeared.

And that’s a thing in all of this, you lose friendships
... So, we knew, that we would now be separating
the sheep from the goats again. So, that’s the way it
is! And you know what . . . I don’t have anything left
over for people who can’t figure out whether to call
or come by or something, I frigging don’t! (ID 9)

Results of the professionals

Working in a home of sorrow
The professionals explained how the homes were
characterized by hopelessness because of the ALS
diagnosis and how the cognitive impairments
caused sorrow in the family and made the profes-
sionals’ work more difficult.

What does it mean for a human being to be in this
psychological state they’re in when they have
cognitive impairments? A lot of people find it hard
to understand that you can’t get back to who you
used to be. The fact that you can’t just get some
medication for it or treatment so that you can get
your parent or spouse back. When you have changed
so radically that you actually become physically and
verbally aggressive or without inhibitions. And you
lose your understanding of the disease and try to
stand up, and also become scarred of everyone
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around you because they don’t help you. It’s really
difficult. These are the biggest challenges I face.
D 6)

The professionals experienced how caregivers
were distressed, anxious, and highly burdened
due to their changed life condition as a result of
ALS/CIs’ condition. The health professionals
described how they tried to support family mem-
bers in coping with this transformation of the
PALS/CIs, but at the same time, were confronted
with a trajectory of dilemmas and diverse feelings
between the couple like hope and hopelessness, in
which they constantly had to navigate without
erasing hope or causing further sorrow or grief.

Well, I feel most challenged where I can see that the
PALS/ClIs is simply getting worse and worse and the
caregivers in the family won’t acknowledge it. You
see the grief in the person’s eyes due to being so
fatally ill, and the spouse doesn’t understand that
the person has become this ill or refuses to accept it
. .. I think that is so terrible to witness. (ID 15)

The professionals explained that they exposed
their ears, bodies, and souls to a lot of tears, frus-
trations, and helplessness from the PALS/CIs and
caregivers even though they were often pressured
for time or lacked knowledge on how to support
the families. Several of the professionals found it
frustrating not to be able to ease the caregivers’
sorrows, which caused a self-doubt among them.
Some professionals explained how they were able
to distance oneself from the emotional
commitment.

We get so affected by it [ALS/CIs] because it is so
hopeless, and the hopelessness . . . it becomes such
a heavy burden to carry. We must, although it may
sound a little cynical, we have to take two steps back
sometimes to see it all in a larger perspective. We
cannot involve ourselves as if we were closely
related. We need to maintain a professional
approach. (ID 7)

Others explained how they often ended up
engaging themselves a little extra because they
became so affected by the severity of the situa-
tion that it made it hard for them to leave their
jobs behind them when they were not working.
The professionals nonetheless expressed how
relieved they were that they were able leave the
home compared to the caregivers who were
always there.

Collaboration a balancing act

The professionals described the collaboration
with the families as a balancing act due to con-
stant potential dilemmas and conflicts lurking in
the family and in the collaboration.

There was this woman with dementia-like behavior,
and it was very difficult because, well, she had a
friend who had the idea that she could just set up a
private helper arrangement, but she couldn’t,
because she couldn’t be both the boss and take part
in the other arrangements where she could delegate
that role, that wouldn’t be relevant because the
friend couldn’t undertake the task to the degree it
was necessary . . . and that was actually a great
frustration for particularly the relatives. I really
don’t think the woman [PALS/CIs] had the ability
to understand it anymore, but there was a great
feeling of dissatisfaction, and the thing about us is
that we simply didn’t speak the same language, and
the relative, she had some expectations about how
she just had to put the employees in the system, and
then it went completely, well hotchpotch. (ID 7)

They explained how they had to be careful to use
the right words and how a wrong choice in actions
or attitudes could create an instant negative and
tense atmosphere. Disagreements were often
related to a lack of balancing expectations between
what the professionals could offer and how this
could be matched with the family’s needs.
Working in a private home while adhering to the
health and safety at work act and the relevant leg-
islation also sometimes caused an unequal and
difficult collaboration with the families.

. . . for us it is a workplace that must be able to
function as such, and for them it is a home and must
be able to function as such as well, so I sometimes
have to compromise, and sometimes they have to be
able to compromise. (ID 15)

The collaboration with the families was also
affected and dependent on the personal and pro-
fessional competences and relations to the family,
where the professionals had to navigate while
delivering a professional service. The profession-
als talked about revealing or not revealing their
personalities and private lives for the families
while still struggling with staying professional in
relation to the families.

That is something we talk a lot about. When do we
open ourselves up a little bit and take something
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more personal into it [the relationship], and when
do we keep ourselves completely closed up in order
to be able to distance ourselves from some of the
difficult things that also are there. But it is also
important that we sometimes open up a little and
allow something personal into it [the relationship],
because otherwise the person you face can’t relate to
you if you are too professional, then you have to
open up for some things and bring something
personal into them. You just must remember to
close up again when you do not need to be open
anymore. (ID 6)

The professionals had to reduce frustrations and
avert dangerous situations by supporting the car-
egivers in handling the inappropriate behavior
and language of the PALS/CIs.

And it’s from experience, the more experience you
have, the easier you get into the family, the easier
you can ‘talk these symptoms down’ and talk about
what can be done about the symptoms instead of
making them worse. Then it becomes something we
can work on, and in that way, we can come up with
solutions instead of just seeing barriers all the time.
And if his language is inappropriate and becomes
very offensive ‘well, how do you balance it? And
how do you respond to these actions? And if you
stay, if he’s aggressive and lashes out at someone,
how do you position yourself by the bed, so he
doesn’t hit you?’ But he can still have his outburst
without it hurting anyone. (ID 6)

Various coordinating threads to tie

The professionals referred to a union of different
authorities, departments, and professionals that
supported the PALS/CIs. They mentioned inter-
nal collaborators in the community healthcare
settings, like nurses, social and healthcare help-
ers/assistants, visitation and aid officers, and
dementia consultants. Moreover, they mentioned
external collaborators like neurological depart-
ments, pulmonary departments, GPs, the pallia-
tive units, and the private healthcare services.
Working harmoniously with the other disciplines
was explained by the professionals as both impor-
tant and useful in regard to fulfilling the complex
care needs of the PALS/CIs.

you have these
both patient and
you represent a
calm down these

I have experienced, when
collaborative meetings where
caregivers are present, and
professional skill, that it can
families, because then they know that everyone has

heard the same thing. And if there is a relative who
is so frustrated and would like to split the
professionals, then you can say, ‘Well, at the
meeting where we were all present, so and so and so
... (D 3)

When collaboration succeeded, the professionals
described how they supported the families despite
different areas of focus, places of location, respon-
sibilities, and lack of acquaintances. For instance,
authorities and providers working together to for-
mulate schemes that will secure the ability of the
PALS/CI to stay as independent as possible or pro-
fessionals reaching out to spar with collaborators.

That’s where the collaboration works really well
with caregivers and with the home care, that’s a
good support, indeed! Then you experience that,
yes, that there is a unified whole and we share
common ground, and we can see that we can do this
together. We can deliver good support and care for
the family, despite all things. (ID 7)

Respect for each other professional expertise,
statements, and heterogeneity was also addressed
as an important aspect in the interdisciplinary
collaboration. The many different professionals
helping the families initiated a need to coordinate
actions for the professionals to co-operate in and
across sectors instead of working in parallel or
counteracting each other, which unfortunately
was described to be the case in some homes.

Yes, there were several things where I had to make
ends meet here and wondered, ‘is it me or what is
happening?’ But the external collaborator simply
felt it was a competition regarding who should get to
know this PALS/CIs best. Where I finally said to a
colleague, ‘Well, I do! Because I've been there the
most’. Because I’d been there for 4 months before
she came, and we have figured it all out together.
So, that was MY biggest challenge down there, the
respiratory team. (ID 2)

Collaboration became challenging when respon-
sibilities were unclear or when lack of knowledge
about or respect for each other’s job area was
unclear, which affected their job satisfaction neg-
atively. The professionals stated that a coordina-
tor was crucial for both collaborators and the
families when trying to cope, plan, and make eve-
ryday life as manageable as possible because such
person had a close collaboration with and knowl-
edge of how the PALS/CIs and the families
functioned.
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Discussion

The everyday challenges of the caregivers and
health professionals in our study were com-
pounded by the spiraling of losses because the
diseases and adaptation were ongoing processes.
The challenges initiated inappropriate behavior
and constant need for adjustments in roles and
support and consequently with a high workload in
everyday life. The caregivers in this study were
without any previous experience regarding sup-
porting their relative with ALS/CIs. De Wit
et al.>* found that dealing with behavioral changes
without an understanding of symptoms and
causes may be most challenging for caregivers
because behavioral changes are the strongest pre-
dictor of psychological distress in caregivers of
people with ALS and are also associated with
lower perceived control over caregiving. Research
has shown that caregivers of people with ALS
have unmet needs regarding support, help, and
understanding of their situations.3* This relates
well with our findings that showed how the car-
egivers struggled with adjusting to new roles and
realizing the meaning of relations, which could be
explained by the lack of comprehensibility of the
situation among caregivers.?> In order to cope
with the constantly reoccurring challenges during
everyday life, the caregivers accepted that nothing
else mattered, which seemed to add to their com-
prehension of coherence and provided meaning-
fulness and a way to manage and comprehend
their complex situation.?> Burke ez al.3> argue that
reconfiguring existing roles within the family
could reduce frustration or irritation if cognitive
impairments are present. This was also high-
lighted in a study on the burden of caregivers,
where adjustments of roles and responsibilities,
interaction style, and activities of daily living may
be beneficial and reduce the experience of burden
and increase the quality of life for the caregivers.3°
A study on the experiences of caregivers of people
with ALS regarding care and support concluded
that caregivers often stop seeking or accepting
support.3” This was also described by the caregiv-
ers in this study, but they nevertheless realized the
importance of relations with health professionals
and their other relatives. Online services could
accommodate the need for support among bur-
dened participants, who had difficulties in leaving
their relative at home alone due to the extent of
caregiving responsibilities. A previous report
highlight online services, like telehealth as a way
to support caregivers of people with ALS.38 The
use of social media have shown to increase the
connection between caregivers of people with

ALS, and the attendance and socialization.?®
Caregivers expressed trouble with managing cog-
nitive and/or behavioral impairments because
they had no knowledge of the disease but none-
theless emphasized how they acquired the needed
skills along the way. These findings are in line
with a study where caregivers described a reduc-
tion in unmet needs as they became more confi-
dent and gained more experience as time went
on.*0 This emphasized how the caregivers’ experi-
ences improved along the ALS/CIs’ trajectory
and moreover their comprehensibility that made
them capable of managing different tasks and
thereby becoming more confident and finding a
meaning in the situation.?> De Witt er al.® con-
cluded in a study on care demands among car-
egivers of people with ALS and progressive
muscular atrophy that caregivers might feel that
they were fully capable of fulfilling care tasks
while at the same time experiencing that they
have no control over their lives in general. Being
emotionally involved as a carer and a novice
within such a complex situation has a major nega-
tively impact on the well-being of caregivers of
PALS/CIs.835 Due to the complexity and lack of
time for these caregivers, telehealth could meet
their need for information and support, and
Geronimo et al.*! found that caregivers of people
with ALS and professionals generally view tele-
health as favorable. Targeting educational pro-
grams with specific variables to manage behavioral
problem is advocated for caregivers of people
with dementia.*?%3 Blended psychosocial support
for caregivers of people with ALS also shows a
significant effect on self-efficacy related to control
over thoughts.#*

In relation to the health professionals, it was
emphasized how working in a home of a PALS/CIs
was filled with sorrow and mourning due to con-
stant loss and how it affected their work-life bal-
ance because of the hopelessness and the effect on
the caregivers. Oxford neurologists, Brian
Matthews (1920-2001) likewise recognized a bal-
ancing act between the needs of the ALS patient,
the carer, and the physician, and he stated that
the suitability of specialized neurology practice
was about being able to continue to support a
case of ALS.¥> According to the SOC theory, it
could be argued that the professionals experi-
enced the sorrow in the family as unmanageable,
making it difficult for them to cope with it.2> The
professionals in our study explained how they
struggled with the mixed emotions, and for some,
it was difficult to leave their jobs behind when

journals.sagepub.com/home/pcr


http://journals.sagepub.com/home/pcr

LK Olesen, K la Cour et al.

they went home. These findings are underlined
by the results from a study on professionals work-
ing in the palliative field that concluded that pro-
fessionals are at risk of burnout, moral distress,
fatigue, and affected clinical decision-making due
to unexamined emotions and unprocessed grief.46
Some of the professionals in our study described
different ways of addressing the families’ need for
support, but also highlighted this as a complex
and difficult challenge. The professional’s
explained that their interactions in the homes
appeared to matter regarding how the families
experienced everyday challenges and their ability
to cope with them. These findings are supported
by a review on health services that suggests staff
training and service delivery models as strategies
to remedy problems because skill deficits in pro-
fessionals can reduce the well-being of the car-
egivers.#’” Oliver and Turner!? likewise found
education in the palliative approach useful for
professionals caring for a person with ALS and
supporting the caregivers. They also stated how a
strong multidisciplinary team is important
because of each health professional’s expertise in
the team contributing to a robust internal support
to serve the person with ALS and the families
more effectively.!2 This is in line with the findings
in this study stressing the challenges the health
professionals were burdened with in their daily
practice — trying to collaborate and coordinate in
a home filled with grief and sorrow — a task that
needs specially acquired skills and support.

Methodological considerations

The study included 16 participants, which is a rel-
atively small sample size, but the participants had
special expertise and knowledge within the research
field and the interviews were conducted in depth,
which helped broadening the perspectives on chal-
lenges in everyday life with a PALS/CIs.48
However, due to convenience sampling of the car-
egivers, results may not necessarily reflect the dis-
tinctions in perspectives between caregivers and
this could therefore be a limitation.3! The caregiv-
ers were included based on their personal descrip-
tion of cognitive and/or behavioral impairments of
the deceased PALS/CIs, and no disease-specific
cognitive screening measure was applied. Having
used a specific cognitive and/or behavioral screen-
ing measure may have ensured caregivers of PALS/
CIs with a higher degree and presence of the cog-
nitive and/or behavioral impairments seen in the
ALS spectrum.> However, defining and diagnos-
ing ALS/FTD is widely discussed and

international guidelines from Strong ez al.%° found
the term frontotemporal spectrum disorder (ALS-
FTSD) as most appropriate to characterize the
breath and severity of the frontotemporal dysfunc-
tion that can be encountered in relation to ALS.
Neuropsychological testing is time-consuming,
and a variety of simple tools have been developed
to assess cognitive and/or behavioral impairments,
and some of these are administered by carer.’® A
review on screening instruments on cognition and
behavior in ALS patients in clinical practice
showed that not all patients were able to complete
a full neuropsychological battery due to motor
and/or language impairments,>! and thus screening
in regard to inclusion would be difficult and uncer-
tain. The participants were included based on their
specific experience with cognitive and behavioral
impairments in the person with ALS who not nec-
essarily had a confirmed clinical assessment or
diagnose. Since diagnosing and defining cognitive
and/or behavioral impairments in relation to ALS
is complex, our results should be seen in this light.
In addition, our participants were specifically
asked to present challenges related to cognitive
and/or behavioral impairments which may reflect a
larger amount of these challenges.

Using focus group interviews for the professionals
facilitated the rethinking and discovery of unex-
pected perspectives regarding the health profes-
sionals’ own challenges in relation to supporting
the families.2* The professionals had different
experiences of caring for PALS/CIs and different
interactions with the families, which caused one
especially experienced participant in the focus
group interview to be more outspoken, which
could have reduced the value of the group discus-
sion and the credibility of the results.52
Nevertheless, the interviewer made sure that eve-
ryone got the possibility to express an opinion
throughout the interview. Having to replace the
second planned focus group interviews with the
health professionals with individual interviews
gave an opportunity to get more in-depth knowl-
edge from participants. Furthermore, only one
professional from a private healthcare service was
included, and this could be another limitation
because these health professionals have different
qualifications due not having a health-profes-
sional education but being personally trained and
often working alone for many hours. However,
the participants in our study had many years of
experiences with different PALS/CIs and could
therefore elaborate on everyday challenges based
on a wide perspective.
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The results mirror everyday reflections of caregiv-
ers and health professionals in a Danish context,
which may affect the external credibility owing to
a tax-financed healthcare system in Denmark;
however, similar results are expected to be found
among caregivers and health professionals in
other Western countries delivering healthcare ser-
vices to PALS/CIs. Appling the SOC theory and
the ID methodology during all processes in the
study helped explore the SOC among participants
coping with everyday challenges related to the
PALS/CIs in a systematic and stringent way that
ensured transparency and internal credibility.2425

Conclusion

Everyday challenges of caregivers and health pro-
fessionals of PALS/CIs were found to be affected
by the complexity of constant progression of the
diseases and the various needs to fulfill. Being
emotional involved as a carer and having to strug-
gle with cognitive and/or behavioral impairments
without prior experience was found to be the
strongest predictor for psychosocial destress
among caregivers. The caregivers are heavily bur-
dened by the constant need to adjust to new roles
while dealing with unclear responsibilities.
Supportive educational interventions, telehealth,
and social medias are beneficial among caregivers
and health professionals who look after people
with ALS because they increase self-efficacy,
socialization, accessibility, and reduce burden.
The health professionals struggled with mixed
emotions and their ability to support and engage
adequately with the families without taken home
the sorrow from the families. Professional’s inter-
action with families of PALS/CIs had a major
influence on the family’s ability to cope with eve-
ryday challenges and remedy problems.
Multidisciplinary approaches and education in
palliative care would be useful in creating a robust
internal support for these families and at the same
time support the health professionals’ ability to
create a positive work-life balance. This study
adds to an understanding of the challenges and
needs of caregivers and professionals and the rela-
tionship between these. It also highlights elements
of support and knowledge that might be impor-
tant and necessary to incorporate into the devel-
opment of a targeted online intervention for
caregivers of PALS/CIs and professionals who
help them. Relevant elements to include in pallia-
tive rehabilitation for carers and health profes-
sionals could be psychoeducation, peer-support,
and knowledge on change in roles, loss of control,

intimacy, preparation for the future, coping with
loss and sorrow, and on how to take care of one-
self. Future research should address the need to
develop and test the outcomes of a targeted online
palliative rehabilitation intervention for caregivers
and health professionals in order to support their
coping with challenges in everyday life with a
PALS/CIs.

Relevance for clinical practice

o Caregivers experience imbalance in their
relationship due to increasing loss of their
partner and challenging needs to fulfill
without any previous experience within this
role.

e Health professionals struggle to support
families while balancing their professional
relation toward these and need specialized
support and knowledge to fulfill this
challenge.

e Caregivers and health professionals are
challenged by the trajectory of ALS and
cognitive and/or behavioral impairments
and are in need of support and knowledge
from other health professionals recom-
mended through a targeted online palliative
rehabilitation intervention.

e Elements to include in such an intervention
could be palliative rehabilitation, psychoe-
ducation, peer-support, and specialist
knowledge on changes in roles, loss of con-
trol, intimacy, preparation for the future,
coping with loss and sorrow, and taking
care of oneself.

e Online interventions could increase the
accessibility for caregivers and health pro-
fessionals and thereby meet the gap between
the participants’ need for support and their
lack of time.

What does this paper contribute to the
wider global clinical community?

e Knowledge on the need for both a palliative
and rehabilitation intervention to help car-
egivers of people with ALS and cognitive
and/or behavioral impairments confront
and cope with their challenges.

e Knowledge on important elements to
address when developing a targeted online
palliative rehabilitation intervention for car-
egivers and health professionals.

e Knowledge on the importance of strong
personal relationships for caregivers and
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professionals when being a part of the chal-
lenging care and support for a person with
ALS and cognitive and/or behavioral
impairments.
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Abstract

Background: Amyotrophic lateral sclerosis (ALS) is a progressive fatal neurodegenerative disease. Around half of
the population with ALS develop cognitive and/or behavioral impairment. Behavioral changes in persons with ALS
are perceived as the strongest predictor of psychosocial distress among family caregivers. Interventions aiming to
support family caregivers are emphasized as important in relation to reducing psychological distress among family
caregivers. Successful healthcare interventions depend on the participants'acceptance of the intervention. There-
fore, this study aims to evaluate the acceptability of a new online palliative rehabilitation blended learning program
(EMBRACE) for family caregivers of people with ALS and cognitive and/or behavioral impairments.

Methods: A qualitative cross-sectional design using the theoretical framework of acceptability to evaluate accept-
ance of the intervention based on data collected through individual in-depth interviews and participant observa-
tions. Individual interviews were conducted in 10 participants post-intervention and participant observations were
recorded during virtual group meetings among 12 participants. A deductive retrospective analysis was used to code
both datasets in relation to the seven constructs of the theoretical framework of acceptability: affective attitude,
burden, ethicality, intervention coherence, opportunity costs, perceived effectiveness, and self-efficacy. The theory
of sense of coherence by Antonovsky informed the development and design of the intervention and interviews. The
study adheres to the COREQ (consolidated criteria for reporting qualitative research) guidelines.

Results: Within the seven constructs we found that affective attitude addressed the meaning and importance of
peer support and focused on the participants' needs and challenges. Burden referred to technology challenges, time
pressure, and frequent interruptions during meetings. Ethicality concerned transparency about personal experiences
and the exposure of the affected relative. Intervention coherence referred to a shared destiny among participants
when they shared stories. Opportunity costs primary concerned work-related costs. Perceived effectiveness referred
to the usefulness and relevance of peer support and the meetings that brought up new ideas on how to approach
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were accommodated by the convenient online format.

Acceptability, Intervention, E-health, Feasibility

current and future challenges. Self-efficacy involved the motivation to learn more about ALS and ways to cope that

Conclusions: The findings showed that the participants favored peer support and the videos that reduced feel-
ings of loneliness and frustration but also confronted them and provided knowledge on future challenges. Further
research should explore the benefits of the program and the meaning of online peer support among caregivers of
people with ALS and cognitive and/or behavioral impairments.

Trial registration: Retrospectively registered on November 20th, 2020. ID no. NCT04638608.

Keywords: Family caregiver; ALS; cognitive impairments, Behavioral changes, Support, Palliative rehabilitation,

Background

Amyotrophic lateral sclerosis (ALS) is a devastating pro-
gressive neurodegenerative disease that has prominent
non-motor manifestations like cognitive and behavioral
impairments [1]. The discussion of the ALS and fronto-
temporal dementia (FTD) continuum has been retold
and are now described as two distinct entities [2]. Cog-
nitive and behavioral impairments in ALS are associated
with more rapid progression and poorer prognosis and
risk of death that is 2 to 2.53 times higher than in unim-
paired controls [3]. Cognitive, emotional, and psycholog-
ical impairments in ALS may cause alterations in certain
cognitive functions such as executive functions, verbal
fluency, language, and verbal memory [4]. Moreover,
impairments and abnormal and inappropriate behavior,
like apathy, loss of manners, aggression, and being tact-
less, are not uncommon in persons with ALS with the
cognitive/behavioral variant of FTD [5, 6].

Research shows that behavioral changes are the strong-
est predictor for psychosocial distress in family caregivers
(hereafter caregivers) of people with ALS [7, 8]. Not only
do the cognitive and behavioral impairments increase the
burden and the anxiety on caregivers, but they also affect
their well-being [9-11].

Caregivers of people with ALS and FTD provide care
with a tremendous resilience, compassion, and devo-
tion [12], which is why caregivers need individual time-
targeted psychosocial support, containing education and
management of challenging symptoms [13]. However,
the burdened caregivers frequently refrain from seeking
or accepting support due to the difficulty of balancing
their personal time with their caregiving responsibilities
[14, 15]. There is currently no cure for ALS or the cog-
nitive/behavioral impairments, and two reviews on pal-
liative care in motor neuron diseases (like ALS) therefore
advocate for structured support of caregivers in the form
of counseling, support groups, and a crisis management
system (before and after death of their relative) [16, 17].
Caregivers of people with ALS are likely to experience
greater psychological well-being and quality of life from
combined psychoeducational support and mindfulness

[18]. Similarly, active planning within a multidisciplinary
care setting provides an avenue for caregivers of people
with ALS and FTD to proactively cope with cognitive/
behavioral impairments that will induce improved care
and reduce the risk of caregiver burnout [1]. A rehabili-
tation program for people with ALS and their caregivers
has been shown to have a positive effect on the partici-
pants’ incentive to understand the disease and benefit
from peer support [19]. However, due to the heavy bur-
den and demands caregiving of people with ALS and
FTD places on the caregivers [13], it is important to take
the caregivers’ time into consideration by using video-
conferencing [20]. Research suggests that blended care in
the form of combined face-to-face and online healthcare
can help bridge the gap between the need for support,
information, and lack of time among caregivers of people
with ALS [21]. However, some challenges remain because
successful implementation of healthcare interventions
depends on the recipients’ acceptance of the intervention
[22—24]. For recipients to adhere to the intervention and
benefit from the improved clinical outcomes [22, 25], it
is necessary to develop intervention programs that are
accepted by caregivers of people with ALS and cognitive
and/or behavioral impairments (PALS/Cis). Hence, we
developed the EMBRACE intervention, a 4-month online
program aimed at supporting the ability of caregivers of
PALS/Cis to handle everyday challenges related to the
care of PALS/Cis (Fig. 1). The aim of the present cross-
sectional study was to evaluate the acceptance of a new
online palliative rehabilitation program (EMBRACE),
a blended learning program developed for caregivers of
PALS/Cis.

Methods

Theoretical framework

The framework on developing and evaluating com-
plex interventions in healthcare from the UK Medi-
cal Research Council, the theoretical framework of
acceptability (TFA) and the theory of sense of coher-
ence by Antonovsky were used to evaluate the accept-
ance of EMBRACE [26-29]. According to the updated
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4-months period

In-class

2h virtual group-
meetings with 4-5
peers and a facilitator

1. Session
Welcome, introduction
and ECOMAP

2. Session
Experience exchange
on topics from
module A and
ECOMAP

Module B
*Being a relative, new roles and
responsibilities

*Losing control in everyday lire,
how to cope

*Affected relationship and
Intimacy

Module A
Psykoeducation: changes in
cognition, behavior and
language of the person
with ALS

Out-of-class
23 Videos

3. Session
Experience exchange
on topics from
module B

* Invariable losses and sorrow
* What to perpetuate?

* The final time and the future
* Preparation for the next
steps

* What to hope?

5. Session
Experience exchange
on topics from
module D, ECOPMAP
and goodbuy

4. Session
Experience exchange
on topics from
module C

Module D
* Where to seek help
and support

Module C

Diary, Mi Based Stress

ion and chat room

persons with ALS and their families

Fig. 1 The EMBRACE intervention. A 4-month online palliative rehabilitation blended learning program for family caregivers of people with ALS
and cognitive and/or behavioral impairments. The intervention was facilitated by an experienced healthcare professional from the Danish National
Rehabilitation Center for Neuromuscular Diseases, who is a registered nurse and certified family therapist with 15 years of experience working with

guidelines from the Medical Research Council, accept-
ability is important to address during the initial stage of
the intervention development [30]. The TFA framework
consists of seven constructs: affective attitude, burden,
ethicality, intervention coherence, opportunity costs,
perceived effectiveness, and self-efficacy that were used
to evaluate acceptability in a concurrent and retrospec-
tive view [27]. The TFA informed the development of an
observation guide, the analysis, and writing up the find-
ings based on the seven constructs [27]. The theory of
sense of coherence guided the development and design
of the intervention and interviews [29]. The theory
focuses on three core components, comprehensibility,
manageability, and meaningfulness, that should be pre-
sent in order to cope and experience life as coherent,
thereby reducing stress [29].

Design and setting

A qualitative cross-sectional design using the theoretical

framework of acceptability to evaluate acceptance of the

intervention based on data collected through individual

in-depth interviews and participant observations [27].
The study was carried out online through the platform

Simplero, and group meetings were run with Microsoft

Teams. The study was embedded at the National Reha-
bilitation Center for Neuromuscular Diseases (RCFM)
in Denmark [31]. RCFM is a national, highly special-
ized private outpatient hospital financed by the govern-
ment, with rehabilitation services free of charge for its
patients [31, 32]. RCFM offers highly specialized advice
and counseling to persons with neuromuscular diseases,
their families, health professionals, professional caregiv-
ers, and rehabilitation specialists [31]. Public neurologi-
cal hospital departments refer about 95-97% of people
with ALS to RCFM [31]. The professionals at RCFM are
organized in multidisciplinary teams consisting of occu-
pational and physiotherapists, nurses, doctors, psycholo-
gists, and social workers [31]. To provide rehabilitation
on the patients’ terms and to get as much insight into
the patients’ everyday lives as possible, most of palliative
rehabilitation by the professionals at RCFM is performed
in the homes of the persons with ALS [31].

Intervention

EMBRACE had a blended learning format, combining
both videos and virtual group meetings. The content
rests on evidence- and experience-based topics identi-
fied in a qualitative study on challenges and needs among
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caregivers of deceased PALS/Cis [33]. We developed and
recorded 23 videos based on topics associated with car-
egivers’ challenges and needs. The participants received
a diary before starting the invention and were encour-
aged to take notes and write down their thoughts during
the intervention. The participants were asked to make
ecomaps three times during intervention as a means to
explore potential supportive relations that could be ben-
eficial during the disease-trajectory and after the death of
the PALS/Cis. They were also offered customized Mind-
fulness Based Stress Reduction videos. The diary, eco-
maps, and the mindfulness videos were not used as data.
In addition to the empirical evidence and experience
base, the theoretical lens of sense of coherence strength-
ened and targeted the content in EMBRACE to meet the
caregivers’ need for comprehensibility, manageability,
and meaningfulness [29]. EMBRACE consisted of three
groups, each of which included 4-5 participants, facili-
tated by the third author. EMBRACE was developed and
carried out by the first and third authors, who had exten-
sive knowledge of the field under research due to working
as healthcare professionals at RCFM. This team received
regular professional group supervision during the deliv-
ery of the intervention.

Characteristics of participants and sampling

Participants were sampled based on the following inclu-
sion criteria: [1] caregivers (partners and spouses) living
with a person diagnosed with ALS referred to RCFM who
had received an initial visit from healthcare professionals
from RCFM, [2] caregivers who were able to speak and
understand Danish, and [3] caregivers of persons with
ALS with a cut-off score>22 on the Amyotrophic Lat-
eral Sclerosis-Frontotemporal Dementia-Questionnaire
(ALS-FTD-Q), a validated questionnaire containing 25
items, the total score ranging from 0 to 100, with higher
scores indicating more behavioral changes [34]. A cut-
off score >22 on the ALS-FTD-Q indicated mild behav-
ioral change of the person with ALS [34]. Caregivers
were encouraged to invite a relative to accompany them
throughout the intervention. The companion could not
be an affected relative. Two caregivers chose to invite an
adult relative to accompany them.

A two-step sampling process was performed for the
intervention. First, healthcare professionals from RCFM
helped identify persons with ALS referred to RCFM up to
September 8, 2020, who met the first and second inclu-
sion criteria. Next, invitations containing information
about the intervention program and the research pro-
ject were sent to persons with ALS and caregivers, 208
in total. Thirty-one caregivers contacted the first or third
author, wishing to participate. The interested caregivers
participated in screenings by phone where they scored
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their affected relative using the ALS-FTD-Q [34]. A
total of 15 participants were included in the intervention
(Fig. 2). Participant observations during the interventions
in 16 virtual group meetings were obtained from 12 of
the 13 participants who started the intervention (11 part-
ners and 1 adult child of a parent with ALS) (Table 1). All
15 included participants were invited to participate in
interviews about their expectations for EMBRACE prior
to the intervention. Eleven of the 12 participants (includ-
ing non-completers) were invited to participate in post-
interviews (Fig. 3). The person who was not invited had
just lost a relative who had died of ALS. For this study,
we draw on the post-interviews and participant obser-
vations. The inclusion for post-interviews was ongoing
from September 14, 2020, to February 25, 2021. Ten car-
egivers out of 11 participated in post-interviews. One did
not respond to the invitation.

Data generated

Data were generated by using data triangulation with
individual in-depth interviews post-intervention and
participant observations during the group meetings. We
chose to include participant observations in this data-
set to obtain an objective point of view on the interven-
tion [35]. Retrospective participant observations in 16
recorded virtual group meetings were carried out indi-
vidually by the first, third, fourth (an external health
anthropologist), and fifth authors. Each of the 16 meet-
ings lasted for around 2h and were run with Micro-
soft Teams. Participant observations were carried out
according to a predefined participant observation guide
(Table 2).

This evaluation focused on the execution process and
retrospective experiences of acceptability to accentu-
ate the participants’ perceptions and experience of
EMBRACE. Therefore, the pre-intervention interviews
will be reported elsewhere. The post-interviews are
reviewed in the present study. Interviews were carried
out by the first author with the seven participants com-
pleting the intervention and three non-completers. Inter-
views with non-completers were carried out to learn
about their reasons for withdrawing and potential barri-
ers regarding acceptability. Nine interviews were gener-
ated online using Microsoft Teams, and one interview
was conducted in-person at the caregiver’s workplace.
Interviews were carried out by the first author and were
digitally recorded. Interviews lasted between 58 min and
1h 41 min.

Observation guide
A participant observation guide composed of seven con-
structs from the TFA [27] was used (Table 2).
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Included in EMBRACE
n=15

I
v

Started EMBRACE

v

Declined to participate
Death of the PALS/Cis (n =2}

Correction: Dropout during the
intervention n=6 hereof 3 because
of death of the PALS/Cis.

Dropout {n = 8)
Death of the PALS/Cis (n =5)

participants dropping out

n=13
Group A, n4 Group B, n4 Group C, n5
Group D, nl
\ 4
Completed
n=7

Fig. 2 Participant flow diagram. Overview of allocation and numbers of participants in each group, including numbers of and reasons for

Lack of professional support (n =1)
Frustrations from the PALS/Cis (n =1}

Break up in a group (n =1)

Interview guide

A semi-structured interview guide composed of open-
ended questions was used. The questions focused on the
participants’ experiences, attitudes, feelings, preferences,
and boundaries regarding the intervention and recom-
mendations for improvements [See Additional file 1].

Data analysis

All data were organized and analyzed retrospectively
and deductively according to the seven constructs of the
TFA [27]. Participant observations were carried out indi-
vidually by the first, third, fourth, and fifth authors. Each
person watched all 16 recorded videos from the group
meetings and filled out the predefined participant obser-
vation guide for each video. Next, the whole group sys-
tematically went through each construct for each video,
allowing each person to present their organization of
data within the construct. The group then discussed what

had been said and whether it was the correct organiza-
tion according to each construct. Data extraction and
condensation related to each of the seven constructs
across the 16 meetings was subsequently undertaken by
the first author, and the extract was discussed with the
entire group (Fig. 4).

Interviews were transcribed verbatim, then read and
individually deductively coded according to the seven
constructs in NVIVO'? by the first and fifth authors [27].
The selected codes and phases were then discussed in the
whole research group in terms of which codes were most
fitting according to the TFA constructs [27].

Results

Feasibility results on acceptance of the EMBRACE inter-
vention are structured by the TFA constructs and pre-
sented below [27].
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Table 1 Demographic data on the participants based on the  Affective attitude
dataset from the participant observations and interviews Affective attitude concerned the participants’ feelings
toward EMBRACE mainly centering around the group

Participants (n=12)
meetings and the impact of the attitude of the other
Gender Male 3 group members. Observation showed that the partici-
Female 9 pants expressed positive thoughts toward the EMBRACE
Age 18-25 1 intervention and were grateful for having been given the
39-50 3 opportunity to participate. In general, they were positive
51-55 4 about the intervention and described the development of
56-67 4 relationships with group peers throughout the meetings
Relation Married/partner 1 and the importance of peer support as meaningful.
Adult child of a PALS/Cis' 1
Occupational status Working 7 “I've liked the closed forum where everything has
Early retirement/retired 4 been allowed. It’s been pretty lil?erati’ng to be able to
Studying : talk about what you are struggling with” (ID 2G)
Years of ALS-trajectory 0-2 4
ot ) “Yes, I also found support in listening to each other’s
48 4 stories, and I thought Ah, I'm not the only one who
a1 : feels like that. In a way, it’s a good thing. Not that
1914 : you want it for other people, but it’s nice to know
ALS-FTD-Q score 930 5 that you're not alone.” (ID 2C).
31-35 5 Participant observations showed that the participants
36-40 1 talked about looking forward to the meetings, which
41-46 3 they said were a welcoming break from their everyday
47-55 1 lives, which were otherwise filled with various activi-
Urban > 80.000 1 ties, work, care, and support for the PALS/Cis. Gen-
Rural <80.000 H erally, the participants found that the meetings were

' Person with amyotrophic lateral sclerosis and cognitive and/or behavioral
impairments

Invited to post-intervention
15 participants included in Session 1 Session 2 Session 3 Session 4 Session 5 I

the intervention 12 participated 11 participated 8 participated 7 participated 7 participated 10 caregivers
(7 completers and 4 non-
completers)
Caregivers prevented from Lack of support from Lack of support from  Exams (1 + adult ALS hospital control (1+ adult child)
participating due to health professionals (1) health professionals (1) child)

Fig. 3 Overview of participants in group session, participants invited to interviews post-intervention, and reasons for non-participation

Table 2 Participant observation guide for caregivers of PALS/Cis

The TFA constructs Elaborative participant observation questions

Affective attitude How do the participants show and express their feelings about the intervention?

Burden How do the participants show and express their perceived amount of effort required to participate?
Ethicality How do the participants show and express the intervention'’s fit with their individuals value system?

Intervention cohesion  How do the participants show and express their understanding of the intervention and how it works?

Opportunity costs How do the participants show and express their opportunity costs, like benefits, values, or profits that must be given up to
engage in the intervention?

Perceived effectiveness How do the participants show and express their experience of perceived effectiveness/or the opposite with the interven-
tion?

Self-efficacy How do the participants show and express their confidence that they can perform the behavior(s) required to participate in
the intervention?
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The theoretical Individual Systematically Data extraction and Discussions in the Final results
framework of participant- scrutinized data condensation by whole research
acceptability’s observation of across the 16 author 1 group
constructs (25) session 1-5, from meetings according

group A, Band C to each TFA

by author 1,3,4 and construct

5
Affective attitude
Burden >
Ethicality

Intervention

coherence

Opportunity costs

Perceived

effectiveness

Self-efficacy

Fig. 4 Analysis process of participant observations. The seven constructs of the theoretical framework of acceptability were used: affective attitude,
burden, ethicality, intervention coherence, opportunity costs, perceived-effectiveness, self-efficacy [27]

characterized by a special atmosphere and that there was
a mutual understanding and sympathy for each partici-
pant’s everyday challenges. The meetings were perceived
as a common ground where the participants felt free to
ask questions regarding things they were worried about.
For instance, the less experienced participants embraced
the lived experiences of the more experienced partici-
pants by expressing the importance of and their appre-
ciation for learning from peers, which they found useful
as preparation for the difficult time ahead of them. The
more experienced participants showed consideration
for the feelings of the less experienced participants, who
they knew would soon learn the harsh realities of living
with a spouse in the advanced stage of the disease, which
they expressed by showing their sympathy for and deep
understanding of the everyday challenges these partici-
pants faced. Directing their focus from the well-being of
the PALS/Cis to their own needs was also seen as a major
benefit of the intervention because everything around
them usually concerned the PALS/Cis.

“When I watched some of the videos, I thought ‘oh my
God, it’s me in that video’ It’s me talking. And it’s been
like, I know it’s strange to use the word ‘nice; because
there is nothing nice about it, but, well it gives you peace
of mind. You know, relief and peace because like ‘well,
there’s actually something I've got under control” (ID 2E).

Although, several participants described feelings such
as tension or having stomach cramps before and dur-
ing the first meeting, these feelings were later replaced

by feelings of relief, peace, thankfulness, and being less
lonely and less frustrated.

“I feel relieved when I leave the meeting. It's some-
thing about the way I breathe. There is room to
breathe”” (ID 2B).

One participant did, however, find the meetings
exhausting and causing stomachache, which made it dif-
ficult for her to listen and open up to the other partici-
pants. On the other hand, she said she was comfortable
with just listening to the other participants because she
recognized what they were saying.

Burden

Burden contained the perceived amount of effort that
was required to participate. In general, participant
observations revealed that the challenges the partici-
pants faced during the intervention were related to
technology issues, interruptions during meetings, lack
of time, and difficulties reading body language during
the online meetings. Technology problems included
unstable internet connections causing the screen to
freeze, missing images of anyone but the person speak-
ing, echoes, and overheated devices. Although the
participants had secluded themselves from their sur-
roundings during meetings — in bedrooms, private
offices, the workplace, a car, or children’s or parents’
houses — they were sometimes interrupted by phones
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ringing, children entering the room, requests to assist
the PALS/Cis, finding a charger for the computer, and
having to change location in the home.

“And then again, with a poor internet connection,
and then one thing happens after another. Well,
and then there’s just the thing about having my
husband in the house, right? Well, you can’t just
... I've had to close three doors and turn on the TV
in the living room downstairs to make sure that he
can’t hear me.” (ID 2K).

The interruptions shifted the attention of the par-
ticipants from the meetings to the situation in the
home. Because of time pressure, the participants had
difficulties giving priority to themselves and talked
about finding it hard to settle down to participate
in the meetings and watch the videos between the
meetings.

“Well, at that point I thought that maybe an
hour would be enough, because I actually felt
exhausted. You had to be ready for it, and you
had to compose yourself and find the time, and it
had to fit into your daily schedule.” (ID 2F).

The meetings were described as intense, which
fatigued some participants, but on the other hand,
they did not want to reduce the length of the meetings.

“It’s difficult to deal with such emotional themes
for 45min, and get everyome to say something.
On the other hand, it’s also extremely difficult to
set two hours aside when you are at home with a
sick spouse and a care team. Your presence is fre-
quently required, so you must go back and forth
during the meeting. You're interrupted. And then
something else happens, and you have return to
the subject being discussed, but can you do that
mentally? It probably can’t be done any other way
when you're in this situation.” (ID 2I).

Mutual apprehension between the participants was
also referred to as an important factor.

‘I think it was because we hadn’t picked each
other. Because we all know that if you, like, know
the others, then you know who you get along with.
So, it was like being together with people who were
forced on you, because you hadn’t chosen them.
(ID 2F).

Despite finding the virtual platform convenient and
easy to operate, some participants said they would
have preferred physical meetings because the virtual
format made it difficult to read body language and
have casual conversations.
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Ethicality

Ethicality concerned the extent to which EMBRACE had
a good fit with the participants’ value systems. The meet-
ings became an intimate room for asking other partici-
pants direct and confronting questions as well as a room
for telling their personal experiences about everyday
challenges regarding the PALS/Cis, such as how to do
deal with apathy from PALS/Cis or deal with great frus-
trations due to living with PALS/Cis who had no recogni-
tion of their disease.

“It's really like you're asking people; “Why has your
husband chosen to live?’ It’s really a difficult and big
question. That’s what I've been struggling with for a
long time” (ID 2K).

For several participants telling the truth involved many
ethical issues which they had not discussed with anyone
else.

“You expose your spouse in a completely differ-
ent way, right? And the thoughts you share are not
something other members of the family should hear”
(ID 2K).

For instance, this could be a wish for a quick disease tra-
jectory because of the degrading situation for the PALS/
Cis, but at the same time not wanting to lose a spouse.
However, this was difficult for one participant to relate to.

” It’s been hard. Because members of my group were
quite negative, and it drained my energy. I think they
had a hard time finding something positive to say.
And I couldn’t relate to how they somehow wanted
it to come to an end. It was a completely different
world for me (giggles). Yes. I felt they almost blamed
their spouse for falling ill. Presumably, leaving them
as the strong ones. For me it was unfamiliar land, 1
didn’t understand them.” (ID 2F).

Several participants described having no one else to
share such thoughts with, as they did not expect people
without personal experience with a PALS/Cis to under-
stand their situation and feared they would be judged as
unsympathetic.

“Well, I think that the honesty — that honesty — that
you don’t have to beat around the bush because
you're scared, you know... That it’s actually okay to
say ‘right now it really sucks, you know, ‘because so
and so and so! People know what it means, it’s not
just because I use bad language, it’s because I'm
being honest. You don’t have to be afraid to tread on
someone’s toes or eh ... People understand you and
they accept it, right. But as I said before, I wish the
intervention would have been longer” (ID 20).
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Some participants felt that sharing personal stories
from everyday life in the group meetings would expose
the PALS/Cis in a negative but nevertheless truthful way.
During meetings the participants shared details about
private dilemmas and challenging situations even though
it meant exposing themselves and their partners. When
asked to think of a dream scenario of how everyday life
could be, some participants found it difficult because
they had trouble putting themselves first and said that
they were not the one that was soon to die.

Intervention coherence

Intervention coherence concerned the extent to which
the participants understood EMBRACE and how it
worked. The participants expressed an understanding
of the purpose of EMBRACE, by underlining the mean-
ing of the intervention targeting their needs as relatives,
but participant observations showed that sometimes
they had to be reminded to focus on their own needs and
challenges and not on those of the PALS/Cis.

“I think EMBRACE is really good because it offers
information. It prepares you for everything that’s
going to happen. I think that’s important. You
become prepared for what you're probably going to
face. Well, so you're prepared to act” (ID 21).

“Getting a forum as a relative and gaining this
knowledge. Because I wouldn’t have gotten any
knowledge if I hadn’t searched for it myself. So, what
turns up as a structured offer in such a course is
really good, because the disease IS serious!” (ID 2I).

The participants exemplified how the intervention had
worked, for instance, by pointing to the supportive ele-
ment of peer support and insight into various experi-
ences on how to handle or prepare for possible future
challenges.

“And group meetings, that’s the thing when you hear

from other people, that they are ... I'm reassured
that I'm not alone in the world, that there are oth-
ers whose lives are as hard as mine. I also get, I also
discover that there are others that are just getting
started.” (ID 2A).

“No, but just talking to someone who knows how it is,
and how it can be, and how much the disease takes
up your life and how you sometimes feel like throw-
ing up and think I don’t want to do this anymore,
can it please just end. Sometimes you just feel like
that. Of course, people don’t understand you when
they'’re not in the middle of it, so you don’t say it
aloud. But it’s actually okay to speak out to someone
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who’s in the same situation, because we've all felt like
that now and then.” (ID 2C).

The participants thereby gained a better understanding
of their own situation and challenges and how to han-
dle these. Participants emphasized the common thread
between relevant topics in the videos and the group dis-
cussions that prompted emotional conversations that
they could not have had with family and friends. Despite
being different in terms of personalities, values, chal-
lenges, and stages of their partner’s disease, the partici-
pants’ common situation of living with a PALS/Cis made
it possible for them to better understand, relate to, and
support one another.

Opportunity costs

Opportunity costs were related to the extent to which
benefits, profits, or values must be given up to engage in
EMBRACE. This construct was not one of the main focus
areas, but two conditions were brought up. These con-
cerned having to take time off from work and cancelling a
study group meeting to participate. The participants gen-
erally gave high priority to the meetings although their
busy lives made it hard for them to find the time.

“It suited me fine. Because of the COVID-19 pan-
demic I was working from home, so I could fit the
meetings into my schedule and work flexible hours”
(ID 21).

“When it's busy at work, the driver [a colleague]
walks around singing. But that’s the way it is. That’s
the only way for me to participate. I couldn’t par-
ticipate from home. That's not possible. Well, that'’s
nonsense, because I could have said to myself; Tl
go to another room and close the door and the care
team can yell and scream as crazily as they want”
(ID 2A).

Perceived effectiveness

Perceived effectiveness concerned the extent to which
EMBRACE was perceived as likely to achieve its purpose.
The participants found the intervention useful and rel-
evant, especially stressing the importance and benefits of
peer support and targeted videos.

“I've learned something every time. I really have.
Also, my understanding of the disease and all the
issues it raises. Well, in a way, I wouldn’t say, I've
calmed down inside, but I think I'm more pre-
pared for what's going to happen. Emotionally, too.
Because you have seen other group members who
are at a more advanced stage of the disease and how
they have handled it. However, we are all different
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and deal with such situations in different ways. You
must remember that. But it has certainly helped me,
because I have begun to search for who I am and to

be better prepared emotionally as things happen:
(ID 2H).

“I think that the thing about us being at different
stages of the disease, I think that'’s really good. I don’t
think there would be anything to learn from it if all
our relatives had just been diagnosed, because what
would we talk about? I think that (being at differ-
ent stages) is really good, and I think that those of us
that are new learn a lot from hearing the stories. A
great deal actually” (ID 2K).

They found the topics, format, and discussions so use-
ful that the did not want the intervention to end. They
said that they felt included in a community of shared des-
tinies where sympathy for each other’s everyday life chal-
lenges was emphasized.

“Well, to be seen, heard, and understood. I think
that means a lot. I mean what I learn from it. You
know, you can — I have a huge network — and you
can talk to them, but it’s in a different way, and they
have another frame of reference than the one you
have, as a relative. So, meeting others means a lot to
me.” (ID 2B).

In spite of difficult and sorrowful conversations and an
initial lack of energy, participants said that they felt the
meetings were invigorating; removed some of their bur-
den, frustrations, and loneliness; and provided them with
new ideas on how to approach current or future chal-
lenges. Additionally, the videos gave rise to reflections
and understanding of targeted topics, thereby intensify-
ing the focus on the participants’ needs and challenges.

“ think it was good, and that it (EMBRACE) cov-
ered many different things — both practical and
emotional things — and well, all the different chal-
lenges that you have faced or will face” (ID 2H).

For some, writing notes and reflections in their diary
was a way to reduce stress by helping them to “get things
out of their mind” and not constantly having to remem-
ber everything. From participant observations, we noted
that several participants talked about experiencing bod-
ily relief, feeling calmer, more peaceful, and being able to
breathe easier.

Self-efficacy

Self-efficacy concerned the participants’ confidence that
they could perform the behavior required to participate.
They described different behaviors and how these either
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enhanced or hindered their participation in EMBRACE,
like having difficulties in asking confronting questions or
figuring out how to express oneself.

“l haven’t done anything wrong, right? I'm really bad
at that. I mean I'm really bad at blaming myself for
everything. But I've also become better at realizing
and accepting it, and I'm working on doing some-
thing about it. It’s a huge process, and I'm not sure
that I'll ever cross the finishing line; I know that, but
it’s a relief to know that it’s there” (ID 2E).

The virtual format made it possible and easy to attend
the meetings and watch the videos, which enhanced par-
ticipation. The flexible and non-demanding nature of the
meetings helped the participants attend without having
a guilty conscience about not being “prepared’, not hav-
ing watched the videos beforehand, etc. The diary made
it easy to take notes for those who found this valuable.
Motivation for wanting to learn more about how to han-
dle challenges related to living with a PALS/Cis as well
as contributing to research to support future caregiv-
ers also enhanced the participants’ engagement in the
intervention.

“It was great having the opportunity to talk, but I
also found it difficult. Although I spoke very bluntly
in that context, it was hard. It was hard for me to
assess what was the right thing to say. It was very
difficult because I wanted to give something to the
others, but did I do that? Or was it a scare story, or
what was it, right?” (ID 2I).

Lack of concentration and poor memory were men-
tioned as hindering factors for their ability to focus and
remember things said in the videos.

“Then I will try to download them, because I think
that the one with the preacher — there were so many,
many, many things that you — well that were hard
to take in all at once. And that’s exactly what each
video is — how do I put this — it’s unique, right, but’s
also consuming. First you must watch it, then work
through it and then again convert it into something
you can use. So, it's not done in just one afternoon, is
it?” (ID 20).

Their desire to help the members of their group caused
them to share their personal stories in order to prepare
these members for the future. However, participant
observations revealed that this sometimes involved talk-
ing about the affected relative instead of their own per-
sonal challenges. Some participants praised others for
their eloquent way of describing their problems while not
holding back their own thoughts. Moreover, they became
more courageous during the series of meetings, asking
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each other more personal questions and discussing seri-
ous issues.

“Well, I could listen and then I could ask. When wed
meet once or twice it was okay to ask those questions
— about practical matters but also about difficult
things. And one thing I could also really use it for
was that I could use it to, like, think about ‘how am I
as a person in this (situation)’ compared to ‘how are
the others” (ID 2H).

Some participants talked about gaining new personal
insights during the meetings and how the meetings
changed their ways of understanding and dealing with
different situations.

Discussion

This study sheds light on the acceptance of the
EMBRACE intervention from the perspectives of car-
egivers of PALS/Cis. We found factors related to all con-
structs of the TFA, but some were more prominent than
others. The discussion is structured according to the TFA
constructs.

Regarding affective attitude, the participants generally
reported very positive experiences about participating in
EMBRACE and for the opportunity to engage with peers.
Our study showed that the participants made use of their
peer’s different perspectives regarding caring for a PALS/
Cis to prepare for future challenges. Similar findings were
observed in a recent study on a psychoeducational inter-
vention for persons with ALS and their caregivers [36].
They found that peer-support was one of the two main
reasons for utility of the intervention [36]. In other stud-
ies, peer-support has been shown to lead to camaraderie,
comparisons, and hope [37]. Comparisons with people
who are dealing with things that are experienced as worse
or more difficult than what ALS patients dealing with has
further been demonstrated to be helpful for ALS-patients
to feel better about themselves and their situation [37].
Trying to balance between handling everyday challenges
and not knowing what will come next seemed to use up a
lot of the participants’ resources. This is in line with prior
studies showing that caregivers face the conflict of trying
to be prepared for the future while being overwhelmed
by the issues of caring throughout the progression of the
illness and coping with uncertainty [38, 39]. However,
the participants in the present study embraced the sto-
ries from the more experienced participants despite this
opening a potential black box regarding the later stages
of the disease. Locock and Brown [37] found that some
caregivers and ALS-patients chose isolation as a deliber-
ate defense strategy to protect themselves from facing a
potential future situation while others valued social inter-
action with peers. For our participants sharing thoughts
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on hopes and sorrows with peers during group meetings
broke down some of the barriers and fears concerning the
future. A report on caregivers’ preparation for the death
of their relative found that caregivers were plagued with
a guilty conscience when thinking about the future [38].
They found that caregivers might be cognitive and behav-
iorally prepared for the future but not emotionally, due to
the situation of living with both hope and fear [38]. The
participants in our study looked forward to the meetings
and appreciated the focus on their needs and challenges,
despite sometimes finding it difficult not to talk about
the PALS/Cis. This might be because caregivers tend to
regard their own needs as secondary compared to the
needs of the PALS/Cis [15].

Burden concerned the technology issues, caregiving
responsibilities, and lack of time that affected the par-
ticipants’ attention toward the elements of the interven-
tion. We found that the blended virtual format created
an accessible opportunity for the caregivers to participate
despite lack of time, intense meetings, and problems with
the technology. Our findings on the benefits of using an
online blended learning format showed that it enhanced
accessibility and could perhaps bridge the gap between
the needs of the caregivers and their lack of time due to
caregiving responsibilities and practical tasks. In line with
our findings, another study showed that accessibility of
the support given was crucial for the increase in self-effi-
cacy among caregivers of ALS-patients [21]. Our findings
demonstrate that the participants prioritized attending
the meetings because they felt related in a special way
to the other group members, who understood their situ-
ation and meet their needs for support. Mazanderani
et al. (2012) also found that similarities in diagnosis was
an important reason for valuing other’s experiences as
knowledge [40]. The use of social media has also been
shown to increase the connection among caregivers of
people with ALS, as well as their attendance and sociali-
zation [41]. The sense of distance that can occur between
people when communicating through social media can
furthermore for some people enable particular forms
of computer-mediated distal empathy and still enable
interactions and sharing of experiences with peers [40].
However, timely provision of problem-solving coping
strategies is important to take into account when mitigat-
ing caregiver burden in PALS/Cis [1].

Ethicality was identified as dealing with feelings of guilt
regarding the sharing of private challenges and expos-
ing the PALS/Cis, but at the same time not wishing to
be judged by peers. The participants placed themselves
in vulnerable positions by being transparent about their
everyday challenges. However, talking with peers about
challenges and future concerns seemed to reduce feel-
ings of guilt, which is consistent with a previous study



Olesen et al. BMC Health Services Research (2022) 22:697

on caregivers of people with ALS [15]. The authors found
that caregivers experienced cohesion when sharing per-
sonal experiences and tips with peers who understood
their situation and what they were going through, which
nobody else in their social network could [15]. Contrary
to that study, participants in our study shared intimate
challenges with peers, and did not feel that topics like
these were too private to discuss [15].

Intervention coherence concerned to what degree
the participants found the topics relevant, useful, and
empowering in relation to understanding and dealing
with their personal challenges. To offer the participants
knowledge on the disease, existential factors, resilience,
and potential future challenges empowered them to
change or moderate their interactions with the affected
relative, which was also found in a previous report [18].
Effective caregiving requires that the caregivers receive
emotional and practical support which allow them to
better manage the different needs of their sick relatives,
thereby reducing the overall burden and increasing
empowerment [18]. Our study showed that the partici-
pants engaged with peers and supported each other in a
way that family and friends were not able to do. Despite
exposing a vulnerable side of oneself and risking poten-
tial tough comments from peers, the participants found
the courage to speak up in order to receive advice and
support. Reports confirm the benefits of peer support
as encouraging mutuality and overcoming feelings of
social isolation [42, 43]. We found that the participants
were willing to open up and share concerns, which con-
tradicts what De Witt et al. (2019) found in caregivers
of people with ALS, where the majority of participants
indicated that they would be passive partakers in group
sessions and would only read the information and not
share personal stories [15]. Studies show that being in
the same situation as ALS-patients or caregivers was
experienced as beneficial in relation to comparison of
progression and challenges, but also confronting in
terms of facing reality [19, 37]. A study illustrated that
involvement in groups of carers or ALS-patients could
change over time as they struggled with their changing
needs and fears [37].

Opportunity costs were related to how the par-
ticipants had to give up work or study groups to par-
ticipate and were not something that they paid a lot of
attention to. This might be influenced by the setting in
which the research was conducted, because in Den-
mark, health and social care is free of charge, and the
participants therefore did not experience financial costs
in relation to participation. In contrast, studies on car-
egivers of people with ALS have found that caregivers
perceive the uncertainty about their financial futures as
stressful, because care responsibilities often compete
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with work and/or other family commitments [39, 44].
The majority of published studies stem from developed
countries, and many studies do not take socioeco-
nomic variables into account, like individuals wealth or
national healthcare systems, which makes it difficult to
extrapolate results to all countries [45].

Perceived effectiveness concerned the participants’
feeling that group meetings and peer support were
invigorating, encouraged mutuality, and removed some
of their burden, frustrations, and loneliness, providing
them with ideas on how to approach and deal with chal-
lenges. The intervention thereby seemed to fulfill its pur-
pose. However, a report by Weisser et al. (2015) shows
that caregivers of people with ALS express a need to be
encouraged to seek support, timely information, and
education, based on personalized care, in order to fos-
ter resilience [46]. Nevertheless, we found that targeting
information on cognitive and behavioral impairments
not only offered an intimate and reflexive environment
but was also useful to emphasize the shared destinies
and to learn from peers. Caga et al. (2021) also found
it particularly important to offer information on ALS
and cognitive impairments and problem-solving strat-
egies as part of supporting caregivers of PALS/Cis [1].
Our results showed that some participants found it ben-
eficial to keep a diary during the intervention. Offering
caregivers of critical ill persons a diary is important as
a means to gain understanding and to cope, and it may
also reduce post-traumatic stress disorder, anxiety, and
depression among caregivers [47].

Self-efficacy involved how the participants found it
convenient and easy for them to participate. The blended
learning format and the non-demanding participation
seemed to be imperative to accommodate the heavily
burdened participants who found it difficult to leave their
relative at home alone. These findings are consistent with
a previous report highlighting online services, like tele-
health, as a way to support caregivers of people with ALS
[48]. Telehealth in ALS is often well-received by caregiv-
ers, but finances and legislation may hinder telehealth
implementation in ALS care [49]. Our results showed
that the participants were motivated to learn more about
the disease and how to deal with it, but that they found
it difficult to assimilate knowledge due to stress, fatigue,
and poor memory. However, a recent report showed that
knowing too much about the disease trajectory could
have a negative effect on caregivers’ experience of burden
[44]. Nevertheless, our study adds to the importance and
meaning of gaining insight and knowledge from peers
to understand and manage the diseases as a caregiver
[19]. Our study also adds to the success of compliment-
ing group-based peer support with psycho-educational
interventions [50].
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Overall, the participants’ acceptance of EMBRACE was
related to the opportunity to meet and share experiences
with peers, which is in line with the TFA’s assumption
that acceptability may impact the behavioral engagement
in the intervention [27].

Strengths and limitations

This study has several strengths. The TFA framework
and the theory of Antonovsky proved useful for guid-
ing the interviews, the intervention, and the analysis of
data as the TFA offered pre-defined constructs to address
a complex phenomenon as acceptability. This helped us
design the intervention to increase the sense of coher-
ence and reduce the stress of caregivers of PALS/Cis. The
data triangulation of interview and observation data pro-
vided us with a rich and nuanced perspective of the par-
ticipants’ level of acceptance and thereby strengthened
insights gained [35]. The participants were interviewed
within two weeks after the intervention, which meant
their experiences were still on top of their minds. It might
have strengthened our findings if the participants were
interviewed about their acceptance of the intervention
during one of the group meetings, as it would have pro-
vided the participants with the opportunity to discuss,
share, and elaborate on their perceptions of acceptance
of EMBRACE. A potential limitation could be that we
did not include the pre-interviews in the present study,
which could have given insight into the participants’
expectations regarding the EMBRACE intervention
before enrollment. However, we aimed to evaluate the
participants’ acceptability of EMBRACE, not their per-
ception of the intervention. Additionally, questions in
the interview guide for the post-interviews were not fully
analyzed in this study due to the deductive TFA analysis,
which was used as an alternative to thematic analysis and
could therefore have comprised the empirical data [51].
In the same way that the guide lacked specific TFA ques-
tions which might have revealed further perspectives on
ethicality and opportunity costs, some constructs were
only represented briefly and therefore perhaps not fully
portrayed in the current study. However, by using the
TFA in the analysis, we were able to access both enhanc-
ing as well as restraining issues regarding evaluation of
the acceptance of EMBRACE [27].

As to representative credibility, the relatively small
sampling of 12 participants reflects firsthand perspec-
tives of 10 participants interviewed on acceptance of
EMBRACE but with an overrepresentation of women’s
perspectives (Table 1). However, the ratio of men to
women with ALS is reported to be between 1 and 2 [52].
Most participants in the present study were between 51
and 67 years of age, and thereby represented the general
family caregiver [52]. They represented the full trajectory
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of ALS, with experiences ranging from months to
14.years. Despite this sampling, there is always more to
study, and according to Thorne, there are no such notion
as data saturation [35].

According to analytical logic and interpretive author-
ity [35], the first author generated all the data while also
being an “insider” with experience of working within
the research field. The fact that the first author played
a central role before and after the intervention might
have entailed the risk of the participants not speaking
freely and honestly. The first author did, however, not
facilitate the group meetings and therefore were not in
direct contact with the participants during the inter-
vention. Furthermore, none of the participants knew
her beforehand and during the interviews, they did not
hesitate to express pros and cons of their perception of
EMBRACE. Finally, the “insider” position made preun-
derstandings unavoidable which could have increased
the risk of missing aspects or misinterpretations in rela-
tion to what an “outsider” would find [35]. However, to
avoid these risks, the research team was a combination of
researchers conducting the intervention and researchers
who did not contribute to carrying out the intervention.
Moreover, to reduce the risk of “blind spots’, we included
an external health anthropologist in the research group,
who performed the initial observations. In collaboration
the whole team coded the participant observations along
with scrutinizing data according to the TFA constructs.
Interviews were coded by the first and fifth author and
then discussed in the whole research team.

Conclusion

This study evaluates the acceptance of the online pallia-
tive rehabilitation blended learning program, EMBRACE,
from the perspectives of caregivers of PALS/Cis. Results
indicate that the intervention supported caregivers of
PALS/Cis in dealing with everyday challenges in relation
to a PALS/Cis and reduced their experience of guilty con-
science, fear, loneliness, uncertainties, and gave insights
into ways of dealing with everyday challenges now and
in the future that they could not have gained elsewhere.
A special atmosphere in the group meetings fostered
greater social connectedness and feelings of belonging to
a group among the participants, thereby reducing feel-
ings of loneliness. The results demonstrate facilitators as
well as barriers to consider when offering targeted online
group-based interventions for caregivers of PALS/Cis.
Attention toward the participants’ experience of affec-
tive attitude, burden, ethicality, opportunity costs, and
self-efficacy should be especially considered when tar-
geting caregiver support in order to develop an accept-
able and useful supportive intervention. The use of the
TFA helped identify issues within the seven constructs



Olesen et al. BMC Health Services Research (2022) 22:697

of acceptability that were useful for informing modifica-
tions in the design of EMBRACE. Future research should
investigate the perceived impact from participating in
EMBRACE and the effect of online peer-support for
caregivers of PALS/Cis. Moreover, future studies should
evaluate the EMBRACE intervention through a process
evaluation, exploring contextual factors, implementation
processes, and mechanisms of impact. Finally, it would be
important to design an intervention for healthcare pro-
fessionals to ALS-families as they experience decreased
job satisfaction and are at risk of burn-out.
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Abstract

Purpose: The purpose was to explore the benefits and challenges experienced by family caregivers
of persons with amyotrophic lateral sclerosis and cognitive and/or behavioral impairments.

Materials and methods: A qualitative interpretive study using individual semi-structured interviews
pre- and post-participation in a palliative rehabilitation blended learning program was applied. In

total, 13 family caregivers were interviewed pre-intervention and 10 of them post-intervention.

Results: Three overarching themes were identified: Striving to Obtain Control in Everyday Life, Peer
support Across the lllness Trajectory, and The Complexity of Relations. Information provided in
targeted videos and sharing experiences with peers in virtual group meetings were beneficial to

comprehend, manage, and find meaning in everyday challenges related to being a caregiver.

Conclusion: Participants were presented with information from videos and peers that made them
more aware of their present situation and what to expect in the future, which they considered
beneficial. Challenges concerned the information flow with regard to facing difficulties and the

impact of the illness in terms of fatigue and lack of time.
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Introduction

Amyotrophic lateral sclerosis (ALS) is a fatal, progressive, heterogeneous neurodegenerative disease
with no cure [1] with death occurring after a median of 3.2 years [2]. Cognitive and behavioral
impairments are prominent non-motor manifestations of ALS akin to frontotemporal dementia (FTD)
[3]. Behavioral impairments in ALS are associated with poorer prognosis and risk of death that is 2
to 2.53 times higher than in unimpaired controls [4]. Cognitive and behavioral impairments contribute
to the burden of family caregiver (hereafter caregivers) of persons with ALS [5, 6]. In fact, the
presence of cognitive and behavioral impairments in these persons are a major source of high
caregiver burden, and caregivers of persons with ALS and FTD are three times more likely to report
higher burden than are those caring for persons with ALS without FTD [3]. Caregivers express a need
for psychosocial support [7] such as a need to share feelings, emotions, and viewpoints with people
who are in similar situations [8]. Caregivers of persons with ALS struggle with limited time, restricted
social life, and extra responsibilities related to ALS [9, 10]. A review concluded that caregivers caring
for a person with ALS and cognitive and/or behavioral impairments (PALS/Cls) and caregivers caring
for a person with a severe clinical ALS profile may experience reduced benefits of interventions
because of the caregiver’s adaptive problem-solving and coping mechanisms [11]. De Wit et al.
developed a blended program consisting of in-person and e-health elements based on the Acceptance
and Commitment Therapy to support caregivers of person with ALS and progressive muscle atrophy
[12, 13]. Their findings showed that the caregivers undergoing the program became more aware of
their own situation and found they were in more control which, in turn, empowered them to make
choises related to their needs [13]. Findings from the RCT of de Wit et al. showed that almost half of
the participants dropped-out mainly because of lack of time [12]. Online programs enhance
accessibility and provide a flexible platform that enables caregivers of persons with ALS to work on

program elements where and whenever they have a moment [13]. A study on psychoeducation groups



for persons with ALS and their caregivers showed that the intervention was useful because it was
delivered by professionals and because it offered the possibility of sharing experiences with peers [8].
Supportive interventions for caregivers can be complex to evaluate because their effect depends on
the synergictic effect between the intervention elements, and therefore conclusions tend to be
ambiguous [14]. Focusing on identifying and refining the active elements in an intervention is
therefore important to fully understand how an intervention works [14]. Gathering knowledge on the
caregivers’ experiences of benefits and challenges of a specific intervention is necessary to fully tailor
a palliative rehabilitation program supporting caregivers of PALS/CIs. We therefore developed a 4-
month palliative rehabilitation blended learning program, named EMBRACE to support caregivers
of PALS/CIs in comprehending, managing, and finding meaning in everyday challenges related to
the affected relative (Figure 1, inspired by [15]). The blended learning format consisted of in- and
out-of-class-activities. The in-class-activities were five virtual group facilitated meetings every fouth
week and three ecomap exercises, which is a graphic portrayal of personal and family relationships
[16]. The out-of-class-activities were seventeen targeted videos, a chat room, a diary, and seven
customized videos on mindfulness-based stress reduction. The targeted videos were developed on the
basic of topics identified in research evidence and findings in a previous study on the challenges and
needs among caregivers of deceased PALS/CIs (for further details, please see [17]). The initial videos
distributed to the participants in the first out of four modules concerned psychoeducation as a means
to create a mutual understanding of the cognitive and behavioral impairments related to ALS. In-
class-activities were executed on Microsoft Teams and out-of-class-activities were provided on the
online hosting platform Simplero. The participants received a blank notebook to use as their private
diary and were free to write whatever they felt was worth noting. Vitual group meetings were
facilitated by the fourth author who had extensive knowledge of the target group from working as a

healthcare professional at RCFM. The intervention was conducted in 2020.



INSERT FIGURE 1 ABOUT HERE

The aim of this study was to explore the benefits and challenges experienced by family caregivers of
PALS/CIs before and after participation in the palliative rehabilitation blended learning program

EMBRACE.

Materials and methods

Design and setting

This qualitative interpretive study is embedded in a larger research project the EMBRACE
intervention. The study is guided by the British Medical Research Council (MRC) framework for
developing and evaluating complex interventions in health [18, 19]. As a means to understand the
mechanisms of the impact of EMBRACE, a qualitative interpretive study design was applied to
explore the experienced benefits and challenges of EMBRACE. The present study was conducted at
the Danish National Rehabilitation Center for Neuromuscular Diseases (RCFM), for further details,

please see [20].



Participants

Thirteen participants were included (Figure 2, Table 1). Four men and nine women. The inclusion
criteria were: (a) partners or spouses of a relative diagnosed with ALS, but not necessarily diagnosed
with FTD or cognitive and/or behavioral impairments, referred to RCFM and who had received an
initial visit from a professional at RCFM. The partner or spouse had to be co-habiting with the person
with ALS, (b) caregivers who understood and spoke Danish, and (c) caregivers of persons with ALS
with a cut-off score >22 on the Amyotrophic Lateral Sclerosis-Frontotemporal Dementia-
Questionnaire (ALS-FTD-Q), a validated questionnaire containing 25 items, with a total score
ranging from 0-100, higher scores indicating more behavioral impairments [21]. The cut-off-score
>22 indicated mild behavioral impairments [21].

Participants were encouraged to invite a person from their network or family to participate alongside
them in the virtual group meetings to support them throughout the illness trajectory of their relative.
The co-participants could not be the PALS/CIs. The co-participants were not considered participants
and therefore not interviewed. Their role during meetings was passive indicating that they were not

the primary focus of the meetings.

INSERT FIGURE 2 AROUND HERE

INSERT TABLE 1 AROUND HERE

Recruitment

Recruitment took place at RCFM. Healthcare professionals from RCFM sampled the participants by
identifying 208 persons with ALS, referred to RCFM up to September 8, 2020 who met inclusion
criteria a and b. Due to various or different screening procedure at neurological departments in Danish
hospitals, the research team send each of the 208 caregivers an information letter about the

EMBRACE intervention. The intention was to get the caregivers, who perceived their partner or



spouse as behaviorally impaired, to contact the first or fourth author for further screening using the
ALS-FTD-Q with a healthcare professional (inclusion criteria c). In total, 31 interested caregivers
contacted the first or fourth author by phone and were then informed about each question at a time
with score possibilities and provided with additional information if needed to score their affected
relative [21]. Participants who were not eligible for EMBRACE were offered extra support from

relevant healthcare professionals at RCFM.

Data generation

Data on the study group was generated using individual semi-structured interviews with the
participants enrolled pre- and post-intervention and with non-completers post-intervention.
Interviews with participants who did not finish were analyzed to explore the participants’ potential
barriers for participation. Interviews were conducted in Danish by the first author and quotes were
later translated by two interpreters, one a native Dane and one a native American. Semi-structured
interview guides with open-ended questions were used [appendix 1]. The questions focused on the
participants’ experiences of benefits and challenges in relation to EMBRACE with specific attention
to the intervention elements, e.g., the diary, mindfulness, group meetings ect. The participants were
introduced to the intervention elements during the pre-intervention interviews as a means to explore
their expectation towards the elements (appendix 1). Seventeen of 23 (73,91%) interviews were
completed online using Microsoft Teams. There was also one telephone interview and three in-person
interviews at the RCFM and two at the caregiver’s workplace. Interviews were digitally recorded and
lasted between 27 minutes and 1 hour and 41 minutes. Background characteristics of the participants’
experience of burden, anxiety, and depression were obtained using the Zarit Burden Interview (ZBI)
and the Hospital, Anxiety and Depression Scale (HADS) pre- and post-intervention [22-25] for

further details on the questionnaires please see Tabel 1.



Data analysis

Methodology and theoretical framework

Data was generated from the same group of participants. The study was founded in an interpretive
description (ID) methodology. A qualitative inductive analytical methodology was used to gain
insight into the participants’ experiences of benefits and challenges [26]. We thus analyzed empirical
data that went beyond the self-evident content analysis. Our interpretation involved inductive
reasoning and pattern recognition to reveal the underlying complexity of practice as a means to

improve palliative rehabilitation services in the future [26].

The theoretical framework of Sense of Coherence (SOC) was used indirectly and inductively to
explore the participant’s way of coping with life stressors such as the disease and the consequences
of it in relation to their participation in EMBRACE [27]. SOC consists of the three concepts
comprehensibility, manageability, and meaningfulness that should be present to cope with and
experience life as coherent and thereby reduce the experience of stress [27]. SOC helped derive
knowledge that could be essential when designing health-promoting interventions for caregivers of
PALS/CIs and to increase the intervention’s capability to strengthen caregivers’ sense of coherence
[27]. SOC indirectly permeated the entire study from the development of EMBRACE to the design,

data collection, analysis, and writing of the findings [27, 28].

The analysis was guided by four steps according to the ID methodology and indirectly and inductively
by the SOC concepts [26, 27, 29]. First, interviews were transcribed and uploaded into NVivo'™12
to manage data analysis. Second, transcripts were read intensively for the pre- and post-intervention
interviews respectively and coded for insights related to benefits and challenges. Third, patterns and
relationships within and between the data groupings in the pre- and post-interviews were explored
and finally across the whole data set. The whole research team critically discussed the relationships

and patterns within data, and relevant tentative thematic insights leading to the primary categorization



of themes were negotiated and defined. An iterative process of going back and forth between raw
data and tentative themes lead to the main concepts derived from the key insights in data and captured
the overarching themes which were then indirectly associated with the SOC concepts [27]. Fourth, a
visual depiction of main findings and the relationship among these was developed to represent a

coherent interpretive thematic and conceptual description [26].

Ethics

The study was registered on clinicaltrials.gov [ID no. NCT04638608] and adheres to the COREQ
check-list [30], the Declaration of Helsinki [31] and conform to the ICMIJE. Ethical approval for this
study was deemed unnecessary according to national legislations by the Danish Data Protection
Agency [File no. 2019-521-0144] and the Central Denmark Region Committees on Health Research
Ethics [File no. 1-10-72-1-19]. Informed written and oral consent were obtained from all participants

and data were anonymized and participants referred to by IDs.

Findings

Our findings represent the participants’ expected benefits and challenges before the EMBRACE
intervention and experiences of benefits and challenges after the intervention (Figure 3). Findings
indirectly show how the participants, before starting the intervention, anticipated that EMBRACE
would help them comprehend, manage, and find meaning with everyday life and how they, after
finishing the intervention, had enhanced their comprehensibility, manageability and meaningfulness
through the knowledge gained (elaborated below). An interrelated parallel process that entailed both
individual and interpersonal factors had an influence on the participants’ experience of benefits and
challenges of EMBRACE. The individual factors included a striving to obtain control in everyday
life, followed by the interpersonal factors involving meeting peers across the illness trajectory, and
finally an appreciation of the complexity of relations. Three parallel themes emerged inductively

represented by nine subthemes. The three overarching themes were: Striving to Obtain Control in
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Everyday Life, Peer support Across the Illness Trajectory, and The Complexity of Relations. To
provide the readers with an overall context, we first present our findings derived from pre-intervention
interviews by unfolding the subthemes, followed by a presentation of the findings from the post-

intervention interviews.

INSERT FIGURE 3 ABOUT HERE

Pre-intervention interviews

Striving to Obtain Control in Everyday Life

Managing various support needs

The participants talked about the dilemma of being indirectly burdened by the severity of ALS,
meanwhile grappling with the realization that they were not the one who was going to die. They said
that they envisioned and hoped that EMBRACE would help them comprehend and manage the

various needs they experienced and help them relax and process grief and a bad conscious.

"My expectations are perhaps that I’ll learn to understand myself better and just be
with it, instead to trying to push it away...I am not sick, so perhaps learn how to live

with it, myself and my sorrow.” (ID 1E)

Being able to understand and learn how to live with the consequences of ALS/CIs seemed to foster
less burden and stress. They imagined the videos could be a medium for mirroring everyday lives,

feelings, and ways of dealing with the challenges.

“In relation to the videos [presented in the interview] I somehow hope that they will
give me some peace and show me that it’s quite normal to react the way I do. Because

I am sad, and I react angrily, sometimes because of impotence.” (ID 10)
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They thought the videos would help find meaning and peace now and later and thereby provide a

means to understand and sense themselves again.

Anticipating everyday life coping skills

The participants talked about their anticipation of the intervention’s focus and looked forward to the
time given them to talk about themselves instead of the PALS/CIs. They expressed a motivation and
wish to gain new knowledge about ALS and its cognitive and behavioral impairments as well as
insights and tips on how to comprehend and manage challenges in the present and future course of

the disease.

"To get as much knowledge as possible will help me later, yes makes things easier.
Well, I become more autonomous and not that dependent on other people...and that’s

what I think this [the intervention] could help me with.” (ID 1H)

They described an anticipated hope that knowledge gained from EMBRACE could help them find
meaning and ways of dealing with challenges, like the changed behaviors and changes in their own

behavioral patterns, help them avoid scolding their partner.

"It’s not up until now that I have realized how I have missed being informed, for a long
time, about all these topics and being able to talk about them and have someone to share

my views on them.” (ID 1F)

Targeted information was seen as way of clarifying issues through discussions with peers, and
participants in the intervention expressed a wish that EMBRACE could help them clarify whether

they were on the right track in terms of how they managed everyday challenges.

They argued that touching upon sensitive and taboo topics such as death, sorrow, and intimacy could

in advance seem harsh but nevertheless relevant.
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"If you had asked me one month ago, it would properly have been the other video, the
one about difficulties in communication [presented with the topics in the videos]. But
that’s not of relevance anymore. Now it’s about the future, right? Well how is it going

to go.” (ID IM)

Offering support and information at the beginning of the disease was emphasized as important.
Participants described a struggle to decide what was the right or wrong thing to do when trying to

manage everyday challenges.

Peer support Across the Illness Trajectory

Expectations regarding meeting peers

The participants expressed how they believed that meeting peers would be the most important and
meaningful element in the intervention. They talked about how they imagined that meeting peers
would imply that they did not have to explain, excuse, or argue about their experiences, frustrations,

and sorrowful thoughts.

”I’'m looking forward to it [meeting people in the same situation], I really am. Because
I hope...we don’t have to sit and gaze at our navels, it’s just that you get to talk to
someone who knows. Well, you don’t have to explain things, they know exactly what
you mean, if you say ‘Yes, how are things going with X and X or how do you experience

X and X, and what do you do?’.” (ID 10)

The participants who were new to caring for a person with ALS talked about being anxious about
meeting caregivers with experience of the later stages of the disease because they anticipated that
these caregivers would present them with information and challenges about what could occur. The
participants with years of experience with ALS expressed an urgent altruistic need to prepare

caregivers new to ALS for what will come.
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"We are our own little knowledge bank, right? And why not share with others what you
have figured out or what you know is a practical way to handle problems here and

now.” (ID 10)

They all believed and expressed that it was important and necessary to engage with peers with the
aim of sharing experiences because they considered every peer to in ‘the same boat’, as one

participant said.

The complexity of relations

Contemplations on including relations

The participants talked about the balance of trying to navigate the relationships with families and
friends. They described how they imagined that bringing a family member or a friend into the virtual

group meetings could provide support.

“First, I thought it was a bit weird. But then after I had thought it through and talked
to my friend about it, then it seemed like a good idea because you can continue to discuss
the things afterwards without having to repeat everything. And it’s very nice that other

2

people know about your problems so you can lean on them for support in everyday life.

(ID IK)

However, they envisioned that involving a family member or friend in everyday life through
participation in EMBRACE could potentially scare or worry them, and therefore their involvement

prompted careful consideration.

“Honestly, I must say I don’t actually think that anyone from our network could bear

participating in the intervention. I don’t think they can, well they can’t.” (ID 1H)
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They explained how they pondered whether participation from people in their network would reduce
their own interaction, honesty, and openness in the meetings because they also wished to shield family

members and friends from their concerns and frustrations.

“I've decided that it was — that this was a road I wouldn’t want them to go down because
it would be too difficult: I mean I'm not sure that I would want them inside my

‘headquarters’ in this.” (ID 11)

Post-intervention interviews

Striving to Obtain Control in Everyday Life

A space to unload

The participants talked about how EMBRACE had helped them to prioritize time for themselves, and
instead of mindfulness, most participants prioritized activities like walking the dog, running, doing

training exercises, or handicrafts.

“I have started to walk all the way down to the beach and it’s really nice. And I practice
continuing with that because it makes me feel good to take a walk in the woods by

myself, no doubt about it! Well, just to walk and be by myself.” (ID 2E)

They highlighted the peer support given in the group meetings and the topics in the videos as helpful
in term of feeling recognized, being able to breathe easier, and feelings of relief. One participant

described the group meetings like this:

“Well, I think there’s room to whine [in the group meetings]. That’s all there’s to it, if
you could say it like that...Because I have said it before, you have a need to talk about
yourself but also about the sick relative. And to hear yourself talk and the other members

talk means that you are part of the process all the time.” (ID 2B)
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Being able to reflect and discuss topics with peers or perhaps write about them in the diary was
regarded as a way of processing stress and doubt. Stress made it difficult for them to remember things,
and they reported how notes in the diary or on a computer or piece of paper had helped them structure
and memorize information. Others experienced and described how they were too tired to write things

down, while other expressed that keeping a diary was not something they would do.
Courage to address difficult issues

The participants talked about how EMBRACE had provided them with new strategies and a courage
to talk to the PALS/ClIs about difficult things at home and with the peers in the virtual group meetings.
They described how the videos gave various insights into existential topics like ethics, morals, values,

and dilemmas.

“I actually think that I've been good at separating the person from the disease, but also
you learn about communicating clearly in relation to the person and in relation to the
disease. That’s one of the things that I feel I've gotten help with. The pastor [in the
video] has helped a lot, you know, ethics, morals, and values. Eh, yes, it’s the pastor’s
way of addressing it that I think I've found useful. You know all the intangible things.”

(ID 2B)

They explained how topics from the videos were later brought up for discussion in the virtual group
meetings. This meant that they were given an opportunity to reflect on topics they had not considered

or were suppressing because they were seen as challenging.

"You get to touch upon various topics. Otherwise, you’ll just be sitting and talking
about ‘this is my life, my life is like this, and what do you think about that?’... But when

XXX [name of the group facilitator] is there and asks questions then you get to talk

16



about topics that you haven’t brought up yourselves...Perhaps you start to think of some

other things instead.” (ID 2C)

Tools for future challenges

The participants talked about their everyday lives and their future concerns and dreams in relation to
topics presented in the videos. They explained how knowledge gained from EMBRACE had made
them feel more capable of comprehending and managing future disease progression and challenges

because thoughts and concerns had been demystified.

"It’s a nice change... Well, I have tried to look back and realized that the way I acted was
more unconscious, and I'm glad to see that some things stick in my mind. Then it’s not
something that I have to concentrate on and say ‘Now I must do this’...And now when [
look back, I see that I have actually used it [knowledge reviewed in the intervention]

without thinking. And I think that’s cool.” (ID 2E)

Information from the videos and perspectives from the discussions in virtual group meetings on what
to do or say gave them a ballast and helped them be on guard in terms of putting their foot down and

setting boundaries.

“Iwas reaffirmed that it was okay, well that you try to get your life working. I said at one
of the meetings, that it feels like I've been withdrawing a bit from XXX and that I had a
bad conscience about that, right? And then I was told that it was important, right? I was
told that it was okay to do that without a feeling of bad conscience. Well, it was a little

like being set free.” (ID 2G)

They talked about how the videos gave rise to new insights, such as specific behavioral and
psychological patterns of reaction when being a partner of a fatally ill person and that this knowledge

was useful to put the “puzzle” together.
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”Like the many arms of an octopus, all the thoughts that are present, but how do they find
their way to where they belong? ‘These thoughts belong on THAT arm’... Well, it’s been
nice like that. I don’t know how to describe it. Well, a relief. It’s nice because the thoughts

are there anyway.” (ID 2E)

Peer support Across the Illness Trajectory

The complex nature of peer support

The participants described how meeting peers was the most important and meaningful element of
EMBRACE because they experienced a special sense of community, honestly, and support. They

explained how heterogeneity in the groups was important:

“Well, we are four totally different people, and at totally different places in our lives,
more or less. Hmm, but I think the first time it was kind of hard to meet XXX [another
participant] and hear her story. But then again, what I am left with now, then I think, well
Iwouldn’t have gotten the same benefit out of it if she hadn’t been there. I wouldn’t!” (ID

2H)

Generally, they experienced and expressed a need to speak candidly and how this was special and
possible in the group despite participants being at different stages of the disease and having different

backgrounds.

“Well, it’s people who are in same situation. They are just at different places in their lives
and in trying to deal with the situation. But there’s an understanding for the thoughts and

feelings you have and how you are doing today.” (ID 20)
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The disease was described as the steppingstone to the establishment of meaningful relations in the
virtual group meetings and was the binding experience that connected them in different ways. This

mutual understanding made it easy to listen, relate, and share personal experiences.

"No, but to sometimes have someone to talk to who knows how it is and how it can be
and how much effort the disease takes and how you 're just about to give up occasionally
and think ‘I can’t bother anymore, can it just end’. That’s how it can be sometimes. And
of course, people don’t understand that if they are not in the middle of it, so you don’t
say it out loud, but you can say it out loud to someone who is in the same situation

because that’s how we have all feel occasionally.” (ID 2C)

The shared destinies made it legitimate for participants to ask sensitive questions in the virtual group
meetings, which they described as a safe place for feelings and forbidden thoughts. For instance,
expressing the frustrations involved in caring for a PALS/CIs or concerns about the long course of

the disease.

The Complexity of Relations

The meaning of relations

The participants spoke of their networks and how they contained both positive and negative relations
with feelings like disappointment, sorrow, anger, and love. They explained how the exercises with
ecomaps in the intervention had been an eye-opener and confronted them with intense, complicated,

and strained relations. One participant said:

"Because there’s always a dream scenario when someone’s missing. Then I think of my
sisters. Well, for instance some of those who used to be close by, well, they are not
there...yes because then I realized that you are quite alone. It sorts of gets onto the

paper. "Wow’, right?” (ID 2F)
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They had come to realize during the disease trajectory how people reacted differently, with some
staying and supporting them while others vanished from their lives.
”Luckily, I was also surprised by how many colleagues of mine were on the ecomap. Then
1 began ‘Well, hallo they are also there’. Not because they call all the time, but they are
here when I need them. And the same goes for friends and so on. But there are also people
where I think ‘Come on get going’, right?” (ID 2K)
They stressed how some family members and friends were reluctant to deal with the PALS/CIs
because they found it difficult to communicate or be around the sorrow associated with PALS/CIs.

One participant also expressed her reluctance to share her experience in her social networks:

“I have a good network and talk a lot with them, but the difference is that I don’t want
to talk too much because then they say ‘Phew, I feel sorry for you, and can you cope
with it, and are you going to sell the house’ and things like that. And I don’t feel the
need to talk about that and I don'’t feel the need to share those very awful details”. (ID

20)

Participants were aware that many individuals in their social networks were not ready to be confronted

with the information about the disease.

Discussion

Exploring the benefits and challenges of EMBRACE was not simply a matter of either/or because the
participants perceived them as inseparable and individualized, with findings centering around three
themes: Striving to Obtain Control in Everyday Life; Peer support Across the Illness Trajectory, and
The Complexity of Relations.

Our findings show that the participants strived to obtain control by gaining insights and perspectives

that could help them deal with everyday life now and in the future course of the disease. Information
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on various topics provided through different intervention elements helped clarify and demystify
concerns and frustrations and helped them to put the puzzle together. An RCT study showed that
offering caregivers of people with dementia a multi-component psycho-educational intervention was
beneficial for them with regard to coping with everyday life [32]. The RCT results show that the
intervention group, n = 20, significantly improved in relation to depression level, positive appraisal
of fulfillment in caregiving, self-growth, and coping skills compared with the control group, n = 24,
who only received leaflets with information on a few topics [32]. Our findings indicate that the
structured psychoeducational information in EMBRACE helped the participants to better understand
the disease and the potential challenges that may be encountered along the disease trajectory.
Similarly, Gonella et al. (2022) also found that structured and targeted psychoeducational information
enhanced caregivers of persons with advanced dementia’s understanding of their relative’s prognosis,
their acceptance of the approaching death, and belief in their inner strengths and potential [33]. This
indicates that EMBRACE supported the participants’ needs for information and provided beneficial
knowledge that would help them clarify the uncertainties related to the disease of their relative, and
thereby enhance their comprehensibility of the chaostic situation [27, 34].

Our findings on peer support illustrate that the participants gained important and new perspectives,
and that they valued being able to share and discuss issues without having to explain or argue. Meeting
peers reduced their feeling of loneliness and created a feeling of community. Peer support is
highlighted as important in building meaningful connections and in relation to feelings of
empowerment among caregivers of persons who survived a stroke [35]. Another benefit of our
findings was that the participants felt acknowledged and described feeling safe to share frustrations,
sorrows, and “forbidden” thoughts. A recent study showed that being part of a group allowed
caregivers of persons with ALS to feel that their negative emotions were common among their peers

who delt with the same difficult situations [8]. Being able to be authentic and being recognized by
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others in the same situation are valuable aspects of peer support [13, 36, 37]. However, we also found
that seeking help from others entailed challenges for the participants with less experience of living
with PALS/CIs because of the potential of having to face difficulties related to the information about
future stages of the disease. A study on caregivers of persons with ALS also found benefits and
challenges within peer support, with some finding it beneficial in terms of sharing experiences while
others found it distressing [36]. The downside of meeting peers was the possible confrontation with
future challenges [36]. Overall, this indicates that peer support in EMBRACE is regarded as a
meaningful and important aspect that prepares and supports caregivers of PALS/CIs in managing and
comprehending everyday life as a caregiver [27, 34].

In regard to complex relations, the participants experienced that their interpersonal relations were
strained because some family members and friends feared the PALS/CIs and had withdrawn from
contact, which was also found in a newly published study on caregivers of persons with ALS [38].
This study of Poppe et al. (2022) showed that strained relations affected the caregivers of persons
with ALS because they were regarded as very important in their everyday lives [38]. Goldstein et al.
(2006) found that the best predictors of caregivers’ distress were early reduction in social activities
and dissatisfaction with social relationships [39]. This is not surprising, since a study shows that social
environment has a dramatic impact on our feeling of life satisfaction and well-being, especially in
times of distress, crisis, or disaster [40]. Human resilience depends on the strength and richness of
social connections and affiliations with groups [40], which emphasizes the importance of EMBRACE
in supporting caregivers of PALS/ClIs, so that they can maintain and nurture relations to support them
through the disease of their relative.

Implications for research

Future studies should explore how online peer support unfolds among caregivers of PALS/Cls

participating in EMBRACE and investigate if EMBRACE is effective in reducring stress in
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caregivers. Furthermore, such studies should explore if and how quality of life findings and skills
learned in the online intervention are translatable into meaningful supportive initiatives in the

participants’ everyday lives.

Strengths and limitations

A strength of this study was the use of semi-structured interviews that allowed the participants to
elaborate on their experienced benefits and challenges. SOC indirectly guided the analysis of
participants’ comprehensibility, manageability, and meaningfulness through facilitating their
reflections and empowerment of everyday challenges in EMBRACE [27]. Being able to understand
and describe the benefits and challenges of (potentially inherent in) EMBRACE through SOC seems
essential when designing health-promoting initiatives because it could accumulate usable generalized

resistance resources and eliminate burden related to participation [41].

As to representative credibility, the findings from the 23 interviews reflect 13 participants’ firsthand
perspectives, and these helped to understand the complex phenomena of benefits and challenges of
EMBRACE. According to Thorne (2016), there is no specific endpoint with an assumption of
qualitative data saturation, because this implies that one would have obtained and interpretated
sufficient data to fully understand all that is potentially relevant to the phenomenon under
investigation, which is not possible according to our epistemological orientation [26]. Prior to the
pre-intervention interviews, none of the participants knew the first author who conducted the
interviews. However, in the post-intervention interviews she had met briefly with all the participants
during the first and fifth group meeting, welcoming and thanking them for their participation, which
might have influenced the degree of honesty of the participants’ statements. In this way the
interviewer was an “insider” with an increased risk of having blind spots, e.g., missing aspects or

interpretations in relation to what an “outsider” would find [26]. To avoid this risk, the research team
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consisted of a combination of researchers who conducted the intervention and researchers who had

not been part of the intervention.

Conclusion

The EMBRACE intervention provided caregivers of PALS/CIs insights into ways of comprehending,
managing, and finding meaning with everyday life now and in the future course of the disease.
Supportive interventions for caregivers of PALS/CIs should offer multifaceted information and
knowledge related to the caregivers’ needs and challenges in everyday life and prepare them for
potential future consequences of ALS/CIs. The elements of EMBRACE offered the participants the
opportunity to share experiences with peers and gave them targeted information and knowledge from
videos. Together the peer support and gained information and knowledge were meaningful,
important, and valuable aspects regarding helping participants to comprehend and manage challenges
related to PALS/Cis. The participants strove to obtain control in everyday life, which entailed meeting
peers across the illness trajectory but also complex relations with family and friends. These findings
contributed to an overall understanding of the benefits and challenges within EMBRACE and how
they, in different ways, facilitated the participants to obtain control and manage everyday life as
caregivers of PALS/CIs. When developing targeted supportive initiatives for vulnerable and burdened
caregivers of PALS/CIs, it is important to include targeted information that enhances
comprehensibility, manageability, and meaningfulness in everyday life with a PALS/CIs. Such
initiatives should also offer an opportunity to engage and share experiences with peers in similar
situations across the illness trajectory. Supportive initiatives should take accessibility into account
and yet make elements within the intervention supportive and informative, but this support should be

optional since the caregivers are burdened.
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Appendices

Appendix 1. Interview guide pre-intervention for caregivers of people with amyotrophic lateral sclerosis
and cognitive and/or behavioral impairments. Inspired by [15]

Key questions

Elaborative questions

Tell me about your
expectations regarding
participation in the EMBRACE
intervention.

What made you want to participate?

What to you hope to gain from participating?

What considerations do you have in relation to participating?
Which parts of the intervention are must beneficial to you, the
support videos or meeting peers?

What do you think about the
virtual format of the
intervention?

Which benefits do you see in relation to the online format?
Which challenges do you see in relation to the online format?

How do you feel about meeting
peers in the virtual group
meetings?

What considerations do you have in regard to sharing personal
experiences with peers?

Which reflections do you have in relation to share personal
experiences with the person who was invited by the peer to
participate in the group meetings?

How do you feel about sharing private stories from your everyday life
when your relative is not present?

Where do you plan to be seated during the virtual group meetings?
And why?

What expectations do you have to the group facilitator?

What are your expectations
regarding the videos?

Based on the titles of the videos and your situation, which topic(s) do
you find most beneficial? And why?

What do you think about the combination of topics in the videos in
relation to your needs and challenges?

What are your reflections about the topics in general?

Which title(s) made the greatest impression on you? And why?

Do you have a strategy on how to approach or not approach each
video?

What do you think about
inviting a person from your
network to participate with
you?

Who would you like to accompany you during the intervention?

Why exactly this person?

What are your expectations to this person?

What are your considerations about watching the videos with your
chosen person?

Which benefits do you see in relation to participating with a friend/or
family member?

Which challenges do you see in relation to participating along with a
friend or family member?
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What are your thoughts on
writing a diary during the
intervention?

What would be beneficial for you to write in your diary?

How do you imagine the diary would support you in dealing with the
challenges you face in everyday life?

What are your considerations on potentially sharing diary notes with
peers during group meetings?

What are your considerations on potentially sharing diary notes
during group meetings with the person invited to participate by the
peer?

How would you feel about sharing your diary notes with people from
your private network?

What are your throughs on
practicing mindfulness during
the intervention?

How willing are you to give the mindfulness a chance?
What are your expectations in regard to mindfulness?
What benefits do you see in regard to mindfulness?

What challenges do you see in regard to mindfulness?

What are your reflections
regarding making an ecomap?

How do you think making an ecomap could support you in everyday
life?

What benefits do you see in relation to making three ecomaps (on
entry, during, and after finishing the intervention)?

What challenges do you see in relation to making three ecomaps?

What is your stance on the
total intervention?

Which topics do you miss in the intervention?

Interview guide post-intervention for caregivers of persons with amyotrophic lateral sclerosis and
cognitive and/or behavioral impairments.

Key questions

Elaborative questions

Tell me about how it has been
for you to participate in the
EMBRACE intervention?

What did you gain from participating?

Was there anything you experienced that was beneficial to you? If
yes, what?

What prompted you to participate?

Do you feel that something was lacking in the intervention?

How were you able to
incorporate the things you
learned into your everyday
life?

How was EMBRACE beneficial to you in your everyday life?

How did you use the things your learned in EMBRACE in coping with
everyday challenges?

Which challenges did you experience when trying to incorporate the
learned skills into your everyday life?

In general, what did you think of EMBRACE?

(Looking at a picture of every
element in the intervention)
Which elements were the most
meaningful for you?

Please elaborate why?

What did you think about the
videos?

How many videos did you watch?

What was your impression of the content of the videos?

How did you use the videos during the intervention?

How did you use the videos as preparation before the meetings?
How did the topics fit your needs?

What did you think of the number of videos?
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What did you think of the lengths of the videos?
What did you think of the way the videos were distributed to you
after each meeting as preparation for the next meeting?

How was it to meet the other
participants?

What you think of the group meetings?

How did you use the other participants?

What influence did the group composition have on your openness?
What was beneficial about the meetings?

What did you think about the content of the meetings?

What did you learn?

What was challenging about the meetings?

How did the virtual meetings work out?

What did you think about the size of the group?

What would you have liked to see being done differently in the
meetings?

What did you think about the facilitator?

How did the length of the meetings fit you?

How did the time of day fit you?

How did the frequency fit you?

How did the number of meetings fit you?

What is your opination of the
blended learning format,
combining videos and virtual
meetings?

What did you think of the online format?

What did it mean to you that EMBRACE was online?

Which challenges did you experience with the online format?

How did you experience the coherence between the videos and the
meetings?

How did you prioritize your time between watching the videos and
participating in the meetings?

How did you use the diary?

What prompted you to use/not use the diary?

How did your dairy reflections support you during the intervention?
How will you use the diary in the future?

Would you like to share the content of your diary with family and
friends?

How did you use the
mindfulness exercises?

What made you use/not use the exercises?
What impact did the exercises have on you?
In which situations did you use mindfulness?

What is your opinion of the
ecomaps?

What prompted you to draw/not draw the ecomaps?
How did the ecomaps effect you?

What were the benefits of making ecomaps?

What was challenging about making ecomaps?

What did you think about making three ecomaps?

What did you think about the
opportunity to write messages
to the other group members?

Why did you use/not use the chatroom?
What was beneficial about the chatroom?
What was challenging about the chatroom?

If you could change anything in
EMBRACE, what would it be?

What did you like most?

What did you not like?

What was most beneficial to you?

What was most challenging for you?

All things considered, how has it been for you to participate?
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Table 1. Characteristics of participants, including pre-and post-intervention background characteristics
on participants’ levels of burden, anxiety, and depression using the Zarit Burden Interview (ZBI) and
Hospital, Anxiety and Depression Scale (HADS)[25, 42]. Scores are separated into participants dropping
outand the intervention group. Post-intervention scores were collected right after finishing the 4-month
EMBRACE intervention. ZBI ranges from 0-88 points with higher scores indicating greater burden [42].
Scores =24 indicate clinical high burden [5]. HADS cut-off score =8 indicate possible cases of anxiety

and/or depression [25].

Study population at baseline (n = 131)

Gender, n (%) Male
Female

Age (years), median (range)

Relation, n (%) Married

Occupational status, n (%) Working
Early reti

(months) median (range)

rement/retired

Trajectory of ALS as a caregiver of a PALS/Cls?

ALS-FTD-Q score of the person with ALS, median (range)

4(30,77%)
9 (69,23%)

58 (39-70)
13 (100%)

8 (61,54%)
5 (38,46%)

25 (2-173 months)

35 (24-55)

Background characteristics of the caregivers

Study population pre-intervention Study population post-
(n=123) intervention
(n=7)

Baseline (n =5)
Drop-out group
median (range)

Baseline (n=7)
Intervention group
median (range)

Post-intervention (n = 7)
Intervention group
median (range)

Burden 46 (33-64) 38 (26-56) 42 (34-54)
Baseline (n = 44) Baseline (n=7) Post-intervention (n = 7)
Anxiety 9,5 (4-14) 5(4-14) 10 (5-12)
Depression 6.5 (4-11) 8 (1-12) 7 (1-12)

1Total number of included participants. One participant lost her spouse with ALS and cognitive and/or behavioral
impairments between the pre-intervention data generation and start of the EMBRACE intervention.
2 Abbreviation for person with amyotrophic lateral sclerosis and cognitive and/or behavioral impairments

3 One participant did not return the questionnaires.
4 One participant did not return the questionnaire.
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Figures; figure captions
Figure 1: The EMBRACE intervention. A 4-month palliative rehabilitation blended learning program
to support family caregivers of persons with amyotrophic lateral sclerosis and cognitive and/or

behavioral impairments. Inspired by [15]

Figure 2: Participants included and reasons for drop-out.

Figure 3: A visual depiction of expected benefits and challenges before the EMBRACE intervention

and experiences of benefits and challenges after the intervention.
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Implication for palliative rehabilitation

e Interventions should be developed to support partners and spouses at different stages of the
disease and give them the opportunity to share experiences through group facilitated meetings.

e Health professionals should be aware of the risk of facing difficulties, such as

o Risk of confrontations with what might be ahead

o Some participants may be more talkative and having wider boundaries related to
confrontations, sharing information that everyone might not be ready to hear yet.

o Health professionals should therefore possess group facilitating competencies and
knowledge about the disease and caregiver coping to accommodate such issues.

e Future palliative rehabilitation programs targeted caregivers of person with amyotrophic lateral
sclerosis and cognitive and/or behavioral impairments should include information on ways to
manage everyday challenges such as reducing stress and finding meaning in the caregiver role.

e Intervention elements should be optional and easily accessible because caregivers are highly

burdened.



Figure 1. The EMBRACE intervention. A 4-month palliative rehabilitation blended learning program to support family caregivers of persons with amyotrophic lateral sclerosis and
cognitive and/or behavioral impairments. Inspired by (Olesen, la Cour et al. 2022).
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Figure 3. A visual depiction of expected benefits and challenges before the EMBRACE intervention and experiences of benefits and challenges after the intervention.
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Abstract

Rationale: Family caregivers of persons with amyotrophic lateral sclerosis and cognitive and/or behavioral
impairments (PALS/Cls) experience various challenges and needs, including emotional and practical support

from peers.

Aims and Objectives: The aim was to understand what goes on in an online peer-support in order to better

promote targeted palliative rehabilitation initiatives for family caregivers of PALS/Cls.

Method: A qualitative design using participant observations of 17 recorded virtual group-facilitated meetings
from two rounds of the four-month intervention was performed. The inductive interpretive description
methodology and the theoretical framework of Sense of Coherence guided the study. Nineteen participants

were included and divided into four groups.

Results: Three themes emerged: ‘Relating my situation to others”, ‘Making room for forbidden thoughts’ and
‘Longing for normalcy’. The themes reflected the various ways caregivers interacted in online group meetings
and how the interactions evolved around practical, emotional, and forbidden thoughts. Sharing personal and
sorrowful concerns and frustrations engendered feelings of trust and a sense of belonging, which empowered
the participants to address their genuine wish and longing for normalcy with all the trivialities that ALS/Cls

had robbed of them.

Conclusion: Online peer-support enables caregivers of PALS/Cls to share experiences with everyday life
challenges that cannot always be shared elsewhere. Being able to relate to and learn from other’s
experiences alleviated feelings of loneliness, frustration, and concerns and thereby enhanced

comprehensibility, manageability, and meaningfulness. Palliative rehabilitation interventions should offer
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caregivers regular online face-to-face meetings since familiarization takes time online and is necessary in
order to make them feel safe to share their deepest concerns and frustrations. Online group interventions
should be facilitated by trained healthcare professionals as means to support dynamic group interactions and

discussion of sensitive topics.

Keywords: family caregivers, amyotrophic lateral sclerosis, cognitive impairments, behavioral impairments,
palliative rehabilitation, blended learning, participant observation

Clinical trial registration: This study was registered on clinicaltrials.gov [ID no. NCT04638608]. A Complex
Intervention Study on a Palliative Rehabilitation Blended Learning Program to Support Relatives and Health
Care Providers of People With ALS and Cognitive Impairments in Coping With Challenges - Full Text View -
ClinicalTrials.gov

Funding: This work was supported by the patient organization the Danish Foundation for Neuromuscular

Diseases, Denmark and the Institute of Public Health, Aarhus University, Denmark.

Introduction

Amyotrophic lateral sclerosis (ALS) is regarded as one of the most devasting diagnoses across the range of
human illnesses due to the loss of personal independence caused by progressive muscle weakness [1]. ALS
also has prominent non-motor manifestations akin to frontotemporal dementia, including cognitive and
behavioral impairments [2]. Family caregivers (hereafter caregivers) of people with ALS face significant
detriments to their own mental and physical health related to the ALS [3]. While ALS caregiving itself places
a significant burden on the caregivers [4], the cognitive and/or behavioral impairments often create more
far-reaching and burdensome consequences for them [2, 5-7]. Caregivers of people with frontotemporal
dementia who claimed to have been provided a greater level of knowledge and information found it to be
helpful in raising their awareness of the symptoms faced by their affected partner [8]. However, they struggle
with multiple practical, social and psychological needs [9] as well as limited time, restricted social life and
burdened by extra responsibilities [10, 11]. It is well recognized that caregivers of people with frontotemporal

dementia indicate feelings of being alone which influences their existential well-being [12].


https://clinicaltrials.gov/ct2/show/NCT04638608
https://clinicaltrials.gov/ct2/show/NCT04638608
https://clinicaltrials.gov/ct2/show/NCT04638608
https://clinicaltrials.gov/ct2/show/NCT04638608
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Understandably, ALS-caregivers typically express a need for psychosocial support [13]. One mechanism for
such support is peer contact, and a space within which they can share experiences with people with whom
they can relate [14]. Peer-support has been found to be crucial for affected caregivers since it creates a
connection and mutual understanding which lead to a sense of hope and gratitude for life [15]. One way of
offering accessible support to caregivers is through online media because the format removes some of the
strains of travelling and thereby lower stress in ALS-caregivers [16]. A recent study showed that the aspects
of Sense of Coherence (SOC), like comprehensibility, manageability, and meaningfulness, enhance caregivers
of stage IV lung cancer patients’ awareness of the disease and help them cope with everyday life [17]. Further,
being aware of the situation (comprehensibility), accepting it (meaningfulness) and knowing how to deal with
it (manageability) may lead caregivers to act in concordance with the challenging situations and limited
prognosis, and thereby enhance their sense of coherence and reduce their stress [17, 18]. Understanding
what goes on in online peer-support groups for caregiver of PALS/Cls seems missing from the existing
literature. The aim of this study is to understand what goes on in online peer-support among caregiver of
PALS/Cls within a palliative rehabilitation blended learning program in order to better promote targeted

online peer-support rehabilitation initiatives for this population.

Methods

Design, methodology, and theory

This study was conducted as an observational study and employed video-recorded participant observations
of virtual group meetings. The study was guided by interpretive description (ID) methodology and the
theoretical framework of SOC [18-20]. ID was applied to unravel the complexity of online peer-support by
facilitating an interpretation that contains inductive reasoning, pattern recognition, and concept relating
[21]. SOC guided the development of the palliative rehabilitation blended learning program named EMBRACE
and helped understand what goes on in online peer-support and how this indirectly affected the participants’

sense of coherence through its three core elements; comprehensibility, manageability and meaningfulness
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[18]. EMBRACE takes place over a four-month period and combines targeted videos, virtual group facilitated
meetings, diary writing, mindfulness-based stress reduction and ecomap exercises (diagram of social and

personal relationships) (Figure 1).

INSERT FIGURE 1 ABOUT HERE

Sample

Nineteen caregivers of PALS/Cls were included (Table 1). The inclusion criteria were: (a) being a caregiver
who lives with a relative with ALS referred to the National Rehabilitation Center for Neuromuscular Diseases
(RCFM) in Denmark and who had received a visit from professionals at RCFM, (b) being able to understand
and speak Danish, and (c) having a relative with ALS with a cut-off score 222 on the Amyotrophic Lateral
Sclerosis-Frontotemporal Dementia-Questionnaire (ALS-FTD-Q) [22]. Recruitment took place at RCFM, in
2020 for the first round of EMBRACE and in 2021 for the second round. A list of ALS-patients referred to
RCFM was assessed by the first author (LKO) and the fourth author (HW) along with healthcare professionals
from RCFM to see who meet the inclusion criteria. The procedure resulted in 208 caregivers identified for
the first round and 221 caregivers for the second round (Figure 2). Invitations were sent to each of these
caregivers. Fifty-one interested caregivers contacted the team by phone to be included and were then asked

to score their relative using the ALS-FTD-Q [22].

INSERT TABLE 1 ABOUT HERE

INSERT FIGURE 2 ABOUT HERE

Data generation and analysis

Data collection was conducted between August and December 2020, and again between August and
December 2021. It included participant observations of video-recordings of 17 virtual group facilitated
meetings using Microsoft Teams and Zoom. Three groups completed all five group meetings, one group

completed two out of five meetings. An observation guide was developed and used to focus on what was
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going on in the online peer-support meetings, such as interactions and communication among the
participants, and field notes were collected. Field notes consisted of a) sketch notes of actions and behavior
(e.g., obvious signs of distress or happiness; relational dynamics, b) descriptions of what was going on (e.g.
discussions), and c) reflexive and analytical notes [23]. LKO conducted participant observations throughout
the two intervention periods and all video-recordings were reviewed by the last author (CH) to enhance

reliability of the coding.

Data consists of the 12 videos recorded in 2020 and the five videos recorded in the second round of EMBRACE
in 2021 (Figure 2). The analytical process was guided by four steps suggested by ID and indirectly by the SOC-
elements [18, 19]. First, all video-recordings and field notes were uploaded into the analysis program
NVivo™12. Secondly, video-recordings were watched while taking field notes. Notes were read and initially
coded in a broad manner for insights related to what goes on in online peer-support and indirectly to the
SOC-elements. Thirdly, results of initial coding were considered and patterns and relationships among the
data groupings were explored and discussed. The research team critically examined patterns and
relationships within the data. This process generated tentative themes which led to the primary
categorization (Figure 3). Working iteratively, the categorized data and exploring how they were related to
comprehensibility, manageability and meaningfulness led to the final condensation that identified the
overarching themes [18]. Fourthly, an interpretive thematic and conceptual description of the relationship
among these led to an illustrative depiction capturing the main understandings what goes on in online peer-

support among the participants in EMBRACE. (Figure 4, result section) [19].

INSERT FIGURE 3 ABOUT HERE

Ethics
The study was registered on clinicaltrials.gov [ID no. NCT04638608] and adheres to the STROBE guidelines

[24] and the Declaration of Helsinki [25]. Ethical approval was deemed unnecessary by the Danish Data

Protection Agency [File no. 2019-521-0144] and the Central Denmark Region Committees on Health Research
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Ethics [File no. 1-10-72-1-19]. Informed consent was obtained from participants. No identifying information

is presented in the article that could jeopardize confidentiality.

Results

Three themes were identified: “Relating my situation to others”, “Making room for forbidden thoughts” and
“Longing for normalcy”. Relating situations in terms of similarities and differences was the initial and
continuous interaction between the participants which led to feelings of trust with a genuine wish to share
forbidden thoughts with someone who could relate. Sharing forbidden thoughts fostered a sense of
belonging which empowered them to talk about their longing for normalcy with all the trivialities that they

had lost because of ALS/Cls (Figure 4).

INSERT FIGURE 4 ABOUT HERE

Relating my situation to others

Facing similarities and differences

Facing similarities and differences reflected the way the participants understood and related their situation
to others; it centered around stages of disease, levels of physical, cognitive, and behavioral impairments,
degree of support from professionals and life situation. They seemed to comprehend what their peers talked
about, which was apparent in the way they nodded and expressed interest toward the person talking.
Sometimes they seemed surprised or worried when they were told something unexpected as to how things
had progressed in other families, as they opened eyes widely and lifted their brows. The participants who
were new to ALS/Cls appeared overwhelmed when presented with future challenges, like having their home
“invaded” by professionals, which caused them to roll their eyes or clutch their heads. As a way of
comprehending, managing, and finding meaning with their own situation they asked their peers to draw a

parallel to their own experiences.

C: I really think it’s tough right now because it [ALS/Cis] progresses so quickly.
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D: It’s completely understandable, C, the way you feel. | have been through it myself. All of it!
[Takes a deep breath].

C: I think it [the ALS/Cis deterioration] progresses very fast.

D: It does progress very fast.
C: [Crying]

D: I've been in the same situations as you C. | was so skinny and lost one kilo after another, and
in the end, | had to let the professionals take over [to care for PALS/Cls]. | completely
understand the way you feel, and it’s very hard! | could tell you a lot of things, but you’ll figure

them out yourself step by step.

(C: female caregiver; D: male caregiver).

Being able to share concerns with someone who show sympathy and understanding seemed meaningful, as

if it reduced the participants’ feelings of being alone.

Respecting different needs, values, and ways of dealing

Respecting different needs, values and ways of dealing reflected the participants’ manner of welcoming
various approaches to everyday challenges without judging things as “right” or “wrong”. It appeared that
they listened with curiosity to their peer’s stories by quietly looking into the camera and nodding while others
spoke. It became apparent that there was “no size fits all” and a participant stated that there are no “easy
choices” (ID P, 2. meeting), indicating the struggle that they had to deal with when making decisions. The
group environment seemed non-judgmental and enabled them to share whatever they wanted without
being frowned upon. As a way of comprehending and managing ALS/Cis, it appeared that those who were
new to ALS/Cls asked elaborative questions, like ‘How do you deal with this...?” to the those who were at

later stages of the disease.

C: So T, don’t you think it [referring to a talk about if PALS/Cls should go to a nursing home]
would give you more freedom or peace of mind?

T: Yes, for sure.
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C: Well, cause your partner is very sick and he has told you that he can’t cope with this anymore,
right? Well, it wears him out because he feels and senses that you’re sad and deeply frustrated.

T: Yeah, that’s right. We text each other about how we’re feeling down, long distance.

C: Yeah, that’s one of the things that | have thought about too, because you’re actually running
away from home because you can’t stand being there, and that’s not fair! Your home should
be your safe base, where you feel good...

T: Yeah, but it’s a very well-organized running away that makes me feel good

C: Yes, but | don’t think | would be able to do that because | would constantly be wondering:

are they [the helpers] doing what they’re supposed to do?

(C: female caregiver; T: female caregiver).

It seemed legitimate for the participants to ask questions, comment honestly and share each other’s point
of view in a respectful manner as a way of comprehending and finding meaning with everyday life as a
caregiver. However, some with years of experience with ALS/Cls posed more direct and persistent questions
related to how they felt bound but also prioritized and acted in a manner that allowed them to manage

everyday life.

T: My fingers are itching to grab onto D and make him do something else besides “being on
vacation” [working]. Because | think what we can do is to help each other in a constructive

manner.

D: | don’t know what to say about T wanting to grab me. Well, there’re only 24 hours in a day,
and | struggle with a lot of thoughts. But time will probably solve it all [when PALS/Cls dies].

I’m doing it my way.

(T: female caregiver; D: male caregiver).

The wish to support and help each other was strong, but it was clearly permissible to act differently in terms
of trying to comprehend and manage difficult situations. Prioritization and finding ways of dealing appeared

to be related to different stages of ALS/Cls, everyday situation, and personality.
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Discovering other’s perspectives
Discovering other’s perspectives represented how sharing arduous learned lessons between the participants
was a way of supporting and preparing each other for the course of disease and thereby hopefully enhancing

comprehensibility and manageability and reducing stress.

J: I really hope that she can use my experience and advice because [H] must be going through
the same things as we [J and S] have... I’'m hoping and crossing my fingers that H will make
some good decisions for her and her family based on the knowledge she’s gained. That’s my
hope. I’'m not participating in this [intervention] for my own sake, it’s too late for me now, but

it’s not too late for other people [tears in her eyes and biting her lip]. (Female caregiver).

They used body language to signal the importance of different assistive aids and keenly shared advice on
practicalities like when and where to apply for such aids. Those who were new to ALS/Cls seemed grateful
for the advice from the more experienced participants as the new knowledge was meaningful, enhanced
their comprehensibility of challenges, and prepared them to manage everyday life. This was seen in the way

they constantly smiled and leaned into the conversation.

K: I have gained a lot of new information that | hope I’ll remember to use when | need it. | think
it was the perfect time for me to start this in program, and | would like to say to you H, that
the experience you have shared has been indispensable for us because where else would we
find that kind of knowledge... | think it’s fantastic that we’re all at different stages of the
disease because we can all contribute with different insights. | also appreciate H’s very honest
recount of everyday life with a breathing machine and where to go and who to contact for

information and support. (Female caregiver)

It appeared that learning from others was important and meaningful and especially to those who were new
to ALS/Cis, which emphasized the importance of being at different stages and mentoring each other on “dos

and don’ts” as preparation to manage ALS/Cls. It seemed that sharing experiences on practicalities was the

10
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first natural and easy step to take in their process of familiarizing and became the steppingstone to

addressing more sensitive topics.

Making room for forbidden thoughts

Touching upon sensitive topics

Touching upon sensitive topics represented the participants’ deepest thoughts, concerns and frustrations
related to being a caregiver of a PALS/Cls. It appeared that frustrations occurred from having to go on and
not being able to do anything about the disease progression, the longing for death of the PALS/Cls and the

troubled conscience that followed from having such thoughts.

T: I’'m also getting some thoughts that I’'m not sure if | can say out loud. That is, when someone
is this ill [referring to T’s PALS/CIs], | become really envious of the other members of this group
whose partners will die before mine because their disease is not dragging on forever like | feel
is the case with my partner. | think waiting is agony. Let’s say that the disease trajectory is two

years. Because, from my perspective, happiness for sick person or the caregiver is not that it

[life of PALS/ClIs] continues. It’s absurd to sit here and say it out loud. (Female caregiver).

It appeared that their peers agreed and supported the statement despite representing different stages of
disease as they nodded and verbally expressed that there “was no need to drag it out”. They talked about
making hard decisions like choosing a breathing machine, which could prolong the life of their relative, and
how these decisions would cause further burden on them as well as their family. It was obvious how they
struggled with having to make constant adaptions to manage disease progression and how they felt torn

about future hopes.

S: You prepare yourself for doing the best you can for your partner and set yourself aside
because xxx [PALS/CIs] has a short lifespan. So, | set my own needs aside, all the things that |
can do without, to please xxx [PALS/Cls], but | can’t keep doing that forever. | have a life too. |

sometimes think: dammit, how many years is this going to take, you know! (Female caregiver).

11



270

271

272

273

274

275

276

277

278

279

280

281

282

283

284

285

286

287

288

289

290

291

292

Readjusting the timeframe of the disease was confusing and boundless and caused the participants to feel
ashamed for wishing for a faster trajectory. Those who were at more advanced stages of ALS/Cls looked
exhausted, with pallid faces, when they described how they felt indefinitely tied hand and foot. It was clear
that they had lost a lot because of ALS/Cls, such as friends, families, leisure time and their life partner; these
losses were recognized and comprehended by their peers. who nodded and some looked downcast and sad.
Talking to like-minded others prevented the bubble from bursting and made them able to breathe more

freely as peers comprehended and embraced their deepest thoughts.

Being in the same boat

Being in the same boat represented how being a caregiver of a PALS/Cls created a mutual understanding and
connected them in a way that overruled anything else, like sex, age, or stage of disease. Outside the group,
they had not experienced comprehending everyday life as a caregiver for a PALS/Cls, and this joint point of

departure enhanced a feeling of group belonging.

P: l appreciate that everybody knows about the challenges you’re facing. You understand these
challenges when you’re in the middle of them, you can’t share this with outsiders. Where else

would you meet someone who is in the exact same situation as you? (Female caregiver).

It seemed like the implicit knowledge of all participants was important in terms of shared comprehension of
what it was like to be a caregiver of a PALS/Cls. They took a deep breath and seemed calmed, while repeatedly

expressing how talking honestly with peers was liberating, meaningful and not possible elsewhere.

S: It’s been wonderful for me to be able to say that on one hand | want xxx [PALS/CIs] to die,
but on the other hand | want to keep him. You can’t share such ambivalent feelings with anyone
else, but it was so nice to be allowed to say it here [in the group]. Because that’s how | feel.
And as you said K, to be able to express how you are feeling without being frowned upon.

(Female caregiver).
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Having a ‘room’ to share the deepest concerns and frustrations without having to worry about the
implications created a new lifeline for the participants. They poured out their hearts by sharing personal
concerns and frustrations which empowered them to look into the future and express their longing for

normalcy.

Longing for normalcy

The unknown future

The unknown future concerned the uncertainty related to the partners’ trajectory, and their inability to
toward reverting to everyday life in the post-mortem. They expressed awareness of their partners’
inescapable death, but without knowing how long it would take or how it would progress, which limited their

comprehensibility and manageability.

K: I’'m just waiting, which is a terrible feeling, because when does it [ALS/Cis] get worse? | can
be seized by that feeling and | want it to go away, because | must enjoy what we have. But I’'m
constantly looking for signals and what is happening now. What is xxx [name of the PALS/Cls]
saying and doing now, because all the time you hear about how fast it will progress...and you
feel like being in a waiting room... It’s awful to feel this way, but the thoughts are still there.

(Female caregiver).

They explained having mentally prepared themselves for a fast trajectory at the time of diagnosis but later
coming to realize that the disease continued for better or worse. A participant stretched her flexed arms into
the air with the palms turned upward, indicating that the unknown future raised many questions and caused
frustration. The great uncertainty was also related to how they would be able to revert to everyday life after
the death of the PALS/Cls. Being in suspense seemed to enhance feelings of impotence and reduce

manageability because ALS/Cls overruled everything and influenced their future dreams.

13
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M: | dream about rewinding life a little, until the disease vanishes completely, uhmm, but hey,
I can’t do that! But [if | could] xxx [name of the PALS/CIs] and | were going to have a good time
and enjoy all the things we never got to do. We could travel more and stuff like that. | miss

that, our active life together. (Female caregiver).

The dreams entailed all that ALS/Cls had robbed of them, like their life partner, relations to family and friends,
having time alone, and being able to do whatever they wanted. From their bodily rocking movements, it was
obvious that a tension inside their body emphasized a dilemma of not being able to live out these wishes.

They longed for normalcy with all the trivialities of everyday life it implied.

Discussion
We found that online peer-support among caregivers of PALS/Cls participating in EMBRACE centered around

relating situations to others, making room for forbidden thoughts and longing for normalcy. It appeared that
differences related to everyday life and the disease became less important as they began to familiarize and
instead the conversation revolved around forbidden thoughts, concerns and frustrations and longing for
normalcy. Regarding being able to relate to other’s situation we found that the participants felt recognized
and acknowledged by the peers and did not risk being frowned upon. A study of online peer-support in
caregivers of persons with Alzheimer’s also found a positive tone between the caregivers and that the
support mainly pertained to the well-being of the caregivers [26]. This might indicate that peer-support
revolves around embracing and empathizing with one another. We found that discovering others’
perspectives helped the participants to comprehend and manage challenges and was meaningful in
preparation for dealing with the future course of disease. Previous studies have likewise demonstrated how
peer-support, where caregivers shared experiences, information, practical advice, emotions, adaptations,
and family relations, had a positive influence on caregivers’ incentive to understand and cope with challenges
related to ALS [27, 28]. Bilenchi et al. (2022) found that the most important function in a group was the

ability and need to share perspectives and learn from peers who are in the same situation [28]. However,
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tips and advice shared from one caregiver to another in a written form on an online platform is not necessarily
transferable and useful since they tend to be too generic, and each individual situation is different [29].
Overall, it seems like sharing experiences and gaining other’s perspectives is important and useful when peers
are familiar with each other and can target the perspectives to support others comprehensibility,

manageability, and meaningfulness as means to deal with everyday life with a PALS/Cls.

In the present study, we found that the participants shared forbidden and sorrowful thoughts that they could
not share elsewhere, and that this caused a sense of belonging. This might be explained by a study by De Wit
et al. (2019) that showed how being able to share how you feel with people who are in similar situation is
valuable in relation to feeling recognized and acknowledged [29], which our findings also showed. Our
participants explicitly stressed how they felt being among like-minded people where it was legitimate to ask
and share sorrowful and forbidden thoughts. Perceiving oneself as being, at some level, “the same” as others
means that people can engage and benefit from experiences shared by people who are in the same situation
[30]. In keeping with our findings, it has been illustrated that peer-support provided through online media
can foster recognition, acknowledgement, and self-disclosure [31]. Locock et al. (2010) also found that peer-
support can lead to camaraderie, hope, mutual understanding, and comparisons because of joint
characteristics of ALS which create feelings of being with people who are like me [32]. Our findings revealed
that the participants found the courage to share for the first time their wishes for a fast disease trajectory
and how they faced common conflicts in relation future hopes. A study showed that group interactions can
enable caregivers of PALS to understand that negative emotions and feelings are common among people
struggling with difficult experiences [28] which is consistent with our findings. Moreover, among people with
multiple sclerosis or depression, being among like-minded others can help overcome feelings of social
isolation and encourage mutuality [33, 34]. Overall, this emphasizes the importance of providing caregivers
a non-judgmental environment where they can share their deepest thoughts without being frowned upon,
as research has also shown that the risk of burnout increases in caregivers if cognitive impairments are

present in the PALS [35].
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We found that our participants struggled with having to make difficult decisions because these often would
prolong the agony and thereby increase their burden. This “spillover effect” is described as the measurable
effect of a patient’s illness on the surrounding individual, including the caregiver [36]. In a recent study, Lin
et al. (2021) also found that caring for a family member can result in physical, emotional, and psychological
conditions, like anxiety and depression [36]. As our findings showed, initiatives that prolong the agony may

be associated with very high caregiver burden [37].

Longing for a normal life, as before their partner fell ill, reflected how the participants dealt with the great
uncertainty related to the disease and their ability to revert to everyday life after the death of their partner.
Further, they experienced a guilty conscience from having thoughts about the future. This aligns with findings
from a recent study showing that caregivers often felt angry because of ALS, which led to feelings of guilt
[28]. One way of adapting to new life situations is through palliative rehabilitation, which assists families to
maintain resilience and adapt to losses from their loved one’s iliness [38]. Additionally, sharing perspectives
with peers about future concerns is also found to reduce feelings of guilt and create a sense of coherence

because no one else can comprehend what the caregivers are struggling with [14] (+in review).

Strengths and limitations
A strength was the use of SOC and ID that offered theoretical elements and methods useful to help

understand what goes on in online peer-support, enhancing the study’s integrity by informing the entire
process from study aim, analysis and interpretation of findings to writing up the findings [18, 19, 39]. Another
strength was the meeting recordings that helped to capture the participants’ choice or words and intonation,
while offering limitless viewings, which supported the analysis process as well as enabled the use of quotes

from group meetings to ensure credibility and substantiate this process.

By consistently using SOC we strived to make our interpretive authority more transparent and consistent by
way of relating codes and themes to the SOC elements. We performed an inductive analysis guided by the

iterative process described by ID, and not predetermined by the SOC elements to prevent overlooking
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important issues related to what goes on in online peer-support [18, 19, 39]. Another strength was that the
analysis was performed individually by two researchers and later discussed within the research team,
including researchers who conducted the intervention and those who did not, to reduce the potential

influence of researcher subjectivity [19].

As to representative credibility, we acknowledge that our sample size was limited [19]. Nevertheless, was it
a strength that the data set reflected all participants included in EMBRACE, representing differences in sex,
age, and years of experience with ALS/Cls through a four-month intervention period, and thereby allowed
for an understanding of what goes on in online peer-support among caregivers of PALS/Cls. A potential
limitation may be that the data mainly represents aspects of ALS generally and not all aspects of its cognitive
and/or behavioral impairments. Because the focus of the intervention was on the caregiver’s needs and not
those of their partner, whether the participants’ scoring of their partner using the ALS-FTD-Q survey was
related to or impacted by their own burden, or if the PALS was cognitively and/or behaviorally impaired

remains unclear.

Conclusion

This study emphasizes the importance of enabling online face-to-face peer-support for the purpose of sharing
experiences of everyday life challenges and forbidden thoughts with someone who can relate across stages
of the disease. Being able to relate to and learn from others’ situations and experiences may alleviate feelings
of loneliness, frustration, and concerns and thereby enhance comprehensibility, manageability and
meaningfulness and support a sense of coherence. Online peer-support facilitated a non-judgmental ‘room’
for the participants to share advice and experiences on practicalities around what to do within the difficult
situations but also in terms of sharing forbidden thoughts, concerns and longings related to the future course
of disease and the post-mortem period. Palliative rehabilitation interventions should offer caregivers regular
online meetings because feelings of belonging take time online and require the caregivers to feel safe to

share concerns. Online group interventions should be facilitated by trained healthcare professionals to
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support dynamic group interactions and respectful discussion around sensitive topics. Overall, this indicates
that there is good reason to include peer-support in supportive interventions within an online palliative

rehabilitation program for this population.
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Tables

Table 1. Demographic on the participants

Figure legends

Figure 1. The EMBRACE intervention. A 4-month palliative rehabilitation blended learning program to
support family caregivers of persons with amyotrophic lateral sclerosis and cognitive and/or behavioral
impairments. Inspired by (Olesen, la Cour et al. 2022).

Figure 2. Flow diagram of participants included in the EMBRACE intervention during 2020 and 2021,
including reasons for dropout.

Figure 3. Analytic steps illustrating how codes and themes were extracted.

Figure 4. Understandings of what goes on in online peer-support groups among family caregivers of people
with ALS and cognitive/behavioral impairments in the palliative rehabilitation blended learning program,
EMBRACE.

Tables

Table 1. Demographic on the participants

Participants (n=19)
Gender Male 5
Female 14
Age 39-50 3
51-55 5
5667 7
68-74 4
Relation Married 19
Occupational status Working 9
Early retirement/retired 10
Trajectory of ALS (years) 0-2 10
3-4 3
5-8 4
9-14 2
ALS-FTD-Q score 22-30 6
31-35 5
36-40 4

21
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Table 1. Demographic on the participants

Participants

Gender

Age

Relation

Occupational status

Trajectory of ALS (years)

ALS-FTD-Q score

Male
Female

39-50
51-55
56-67
68-74

Married

Working
Early retirement/retired

(n=19)

10

N B W
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Figure 2. Flow diagram of participants included in the EMBRACE intervention during 2020 and 2021, including reasons for dropout.

S ZmEZrroxZEm

ZO—HZm<zaom- Z—

Assessed for eligbility

2020 2021

n =208 21

Wished to participate
n=31

Wished to participate
n=20

]

Included | |Included
n=13

n=8
| |

Excluded due to
ALS-FTD-Q score =21 (n=30)

| !
‘ Enrolled to interventionn =19 ‘

[
[ I | |

Group A, n =4 ‘Group B.n=4 Group C,n=4

Declined to participate
Death of the PALS/Cls (n=2)

Group G, n=7 -

{
\

Datageneration for the present study ‘

Group E,n=1
[

Completed the 4-month EMBRACE intervention
n=13

Dropoutn=6

Death of the PALS/Cis (n =3)
Frustration in the PALS/Cis (n=1)
Break upinagroup (n =1)

Lack of professional support (n =1)




Figure 3. Analytic steps illustrating how codes and themes were extracted.

Step 1 Respecting New perspectives Being in the Facing The long and Feeling torned Longing for The unknown Touching upon Sense of

Initial coding different needs, rise new insights same boat similarities and inevitable about future normalcy future sensitive topics liberation when
values and ways differences goodbye hopes sharing
of dealing
1 2 3 4 5 6 7 8 9 10

Step 2 Making room for various thoughts Emulating me in relation to others Running out of time Wishing for normalcy Making room for forbidden thoughts
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Appendix 1. Interview guide for caregivers of deceased persons with amyotrophic lateral sclerosis

and cognitive and/or behavioral impairments (PALS/CIs). Study I

Key questions

Elaborative questions

Try and tell me about yourself

How long has it been since you lost your
relative/ loved one?

What was your relationship with the person
with amyotrophic lateral sclerosis and
cognitive and/or behavioral impairments
(ALS/CIs) you have lost?

How was your relationship with your family?

Looking back, try to describe what have been
most burdensome for you in the whole
ALS/ClIs disease trajectory?

How did you experience your own situation?
What did you do to manage the disease
trajectory?

What was important for you in this period of
life?

How did your network react toward you?

How did become aware of your relative’s
ALS/Cls?

How did the cognitive impairments (CIs) of your
relative affect your relationship?

What was your reaction toward the Cls of your
relative?

How did handle you handle the challenges
related to the Cls?

How would you describe everyday life during
the whole period of your relative’s ALS/ClIs?

How did the ALS/CI trajectory of your relative
affect your family?

What was your role during the disease
trajectory?

What kind of losses did you experience during
the period?

How did you cope with these losses?

Who supported you during the trajectory?




Try to explain at which point in the ALS/Cls
trajectory of your relative you realized you
needed support?

What kind of help and support did you receive?
What did you miss in order for you handle the
situation? What was the biggest challenge for
you in your everyday life?

Who was of importance for you during this
period?




Appendix 2. Interview guide for professionals caring for people with amyotrophic lateral sclerosis

and cognitive and/or behavioral impairments (PALS/CIs). Study I.

Key questions

Elaborate questions

Try to elaborate on when you felt most
challenged in your work with the with
families with a person with amyotrophic
lateral sclerosis and cognitive and/ or
behavioral impairments (PALS/CIs)?

What was stressful for you in your work with the
families?

How did you work with the person with Cls?
How did you work with the relative to the
person with Cls?

What would have been supportive for you in this
situation?

How were you able to take care of yourself?
How did you experience your ability to support
the carer?

How did you become aware of the cognitive
and/ or behavioral impairments (CIs) of the
person with amyotrophic lateral sclerosis
(ALS)?

How would you describe the person with Cls?
How did you experience the personality and
behavior impairments?

How did you experience the language
impairments?

When did the CIs appear during everyday life?
What was your reaction toward the person with
Cls?

How did the CIs affect your relationship toward
the person with ALS?

How did you handle the challenges related to the
Cls?

What was the biggest challenge in regard to Cls?
What did you miss in regard to your handling of
the situation?

What kind of support could have beneficial for
you?

What was the biggest support for you in this
situation?

What kind of role did you have in the disease
period?

When have you felt alone with your challenges?




Appendix 3. Interview guide post-intervention for caregivers of persons with amyotrophic
lateral sclerosis and cognitive and/or behavioral impairments. Study II and III.

Key questions

Elaborative questions

Tell me about how it has
been for you to participate
in the EMBRACE
intervention?

What did you gain from participating?

Was there anything you experienced that supported you? If yes,
what?

What prompted you participate?

What did you miss from participating?

How were you able to adapt
the things you learned into
your everyday life?

How was EMBRACE useful to you in your everyday life?

How did you use the things your learned in EMBRACE in coping
with everyday challenges?

Which challenges did you experience when trying to adapt the
learned skills into your everyday life?

Generally, what did you think of EMBRACE?

(Looking at picture of every
element in the intervention)
Which elements were the
most meaningful for you?

Please elaborate why?

What did you think about
the videos?

How many videos did you watch?

What was your impression of the content of the videos?

How did you use the videos during the intervention?

How did you use the videos as preparation before the meetings?
How did the topics fit your needs?

What did you think of the number of videos?

What did you think of the lengths of the videos?

What did you think of the way the videos were distributed to you
after each meeting as preparation for the next meeting?

How was it to meet the other
participants?

What you think of the group meetings?

How did you use the other participants?

What influence did the group composition have on your openness?
What was great about the meetings?

What did you think about the content in the meetings?
What did you learn?

What was not great about the meetings?

How did the virtual meetings work out?

What did you think about the size of the group?

What would you have liked differently about the meetings?
What did you think about the facilitator?

How did the length of the meetings fit you?

How did the time of the day fit you?

How did the frequency fit you?

How did the number of meetings fit you?

What is your opination of
the blended learning format,
combining videos and
virtual meetings?

What did you think of the online format?

What did it mean to you that EMBRACE was online?

Which challenges did you experience with the online format?

How did you experience the coherence between the videos and the
meetings?

How did you prioritize your time between watching the videos and
participating in the meetings?




How did you use the diary?

What prompted you to use the diary/or not?

How did your dairy reflections support you through the
intervention?

Prospectively, how would you use the diary?

How would you like to share the content of your diary with family

and friends?

How did you use the
mindfulness exercises?

What made you use the exercises/or not?
What impact did the exercises have on you?
In which situations did you use mindfulness?

What did your opination What prompted you to draw the ECOMAPs/ or not?
regarding use of the How did the ECOMAPs effect you?
ecomaps? What was great about making ECOMAPS?
What was not that great about making ECOMAPs?
What did you think about making three ECOMAPs?
What did you think about Why did you use the chatroom/ or not?

the opportunity to write
messages to the other group
members?

What was great about the chatroom?
What was unfavorable about the chatroom?

If you could change anything
in EMBRACE, what would it
be?

What did you like most?

What did you not like?

What was the easiest thing?

What was the hardest thing?

All things considered, how has it been for you to participate?




Appendix 4. Interview guide pre-intervention for caregivers of people with amyotrophic lateral
sclerosis and cognitive and/or behavioral impairments. Inspired by [1]. Study III.

Key questions Elaborative questions
Tell me about your What made you want to participate?
expectation for What to you hope to obtain from participating?
participating in the What considerations have you in relation to participate?
EMBRACE intervention. Which part of the intervention are must beneficial to you, the

support videos or meeting peers?

What do you think about the | Which benefits do you see in relation to the online format?

virtual format of the Which challenges do you see in relation to the online format?
intervention?

How do you feel about Which considerations do you have in regard to share personal
meeting peers in the virtual | experiences with peers?

group meetings? Which reflections do you have in relation to share personal

experiences with the person, who was invited by the peer to
participate in the group meetings?

How do you feel about sharing private stories from your everyday
life, when your relative is not present?

Where do you plan be situated during the virtual group meetings?
And why?

Which expectations do you have to the group facilitator?

What are your expectations | Based on the headlines of the videos and your situation, which

to the videos? topic(s) do you find most beneficial? And why?

What do you think about the combination of topics in the videos in
relation to your needs and challenges?

What are your reflections about the topics in general?

Which headline(s) made the greatest impression on you? And
why?

Do you have a strategy on how to approach or not each video?

What do you think about Who would you like to accompany you during the intervention?
inviting a person from your | Why exactly this person?

network to participate with | What are your expectations to this person?

you? What are your considerations about watching the videos with your
chosen person?

Which benefits do you see in relation to participate with a
friend/or family member?

Which challenges do you see in relation to participate along with a
friend or family member?

What are your thoughts on What would be beneficial for you to write in your diary?

writing diary during the How do you imagine the diary would support you in dealing with
intervention? the challenges you face in everyday life?

What are your considerations on potentially sharing diary notes
with peers during group meetings?

What are your considerations on potentially sharing diary notes
during group meetings with the person invited to participate by
the peer?




How would you feel about sharing your diary notes with people
from your private network?

What are your throughs on | How willing are you to give the mindfulness a change?
doing mindfulness during What are your expectations to mindfulness?

the intervention? What benefits do you see in regard to mindfulness?
What challenges do you see in regard to mindfulness?

What are your reflections on | How do you think making an ecomap could support you in
making an ecomap? everyday life?

What benefits do you see in relation to making three ecomaps
(when entering the intervention, during and when finishing the
intervention)?

What challenges do you see in relation to making three ecomaps?

What is your stance on the Which topics do you miss in the intervention?
total intervention?

Olesen, L.K., et al., A cross-sectional evaluation of acceptability of an online palliative rehabilitation
program for family caregivers of people with amyotrophic lateral sclerosis and cognitive and behavioral
impairments. BMC Health Serv Res, 2022. 22(1): p. 697.



Appendix 5. Participant-observation guide for caregivers of persons with Amyotrophic
Lateral Sclerosis and cognitive and/or behavioral impairments. Study II.

The TFA constructs Elaborative participant-observation questions
[1]
Affective attitude | How does the participants show and express their feelings about the
intervention?
Burden How does the participants show and express their perceived amount of

effort that is required to participate?

Ethicality How does the participants show and express the intervention’s fit with their
individual’s value system?

Intervention How does the participants show and express their understanding of the
cohesion intervention and how it works?

Opportunity costs | How does the participants show and express their opportunity costs, like
benefits, values or profits that must be given up to engage in the

intervention?
Perceived How does the participants show and express their experience of perceived
effectiveness effectiveness / or the opposite with the intervention?
Self-efficacy How does the participants show and express their confidence that they can

perform the behavior(s) required to participate in the intervention?

1. Sekhon, M., M. Cartwright, and J.J. Francis, Acceptability of healthcare interventions: an overview of
reviews and development of a theoretical framework. BMC health services research, 2017. 17(1): p.
88-88.
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Appendix 6. Participant observation guide on virtual group facilitated meetings in the
EMBRACE intervention [1]. Study IV.

Areas of Sketch notes Thick descriptions Reflexive and
observations analytical notes
Behavior and action:

(What, by whom,

when)

e.g. obvious signs of
distress or happiness
Context: (what else is
going on, discussions,
dynamics)

Relational dynamics:
(gestures on
interesse or
disinterest,
recognition)

1. DeWalt, K.M. and B.R. DeWalt, Participant observation: a guide for fieldworkers, second edition.
2nd ed. 2011: AltaMira Press.



Appendix 7. The Zarit Burden Interview, (ZBI-22)

SPORGESKEMA OM BELASTNING
VEJLEDNING: I det folgende finder du en raekke udsagn, som viser, hvordan man kan have det,
nar man skal passe og pleje en anden person. Efter hvert udsagn skal du markere, hvor ofte du
har det sddan: Aldrig, Sjeldent, Af og til, Ret ofte eller Nesten altid. Der findes ingen rigtige
eller forkerte svar.
1. Foler du, at din parerende beder om mere hjlp, end han/hun har brug for?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid

2. Foler du, at du ikke har nok tid til dig selv pé grund af den tid, du tilbringer sammen med
din pérerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid

3. Foler du dig stresset, fordi du bdde skal passe din péarerende og forsege at leve op til dit
ansvar i familien eller pd arbejdspladsen?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid
4. Bliver du flov over den méde, din parerende opferer sig pa?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid
5. Bliver du vred pd din parerende, nar du er sammen med ham/hende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid

6. Synes du, at din parerende for tiden pavirker dit forhold til andre familiemedlemmer eller
venner i en negativ retning?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid
7. Er du bange for, hvad fremtiden vil bringe for din parerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid
8. Foler du, at din parerende er afthangig af dig?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid
9. Foler du dig anspandt, nér du er sammen med din parerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid

ZBI-22- Denmark/Danish - Version of 10 Jan 17 - Mapi.
ID057212 / ZBI-22_AU1.0_dan-DK.doc



10.

1.

12.

13.

14.

15.

16.

17.

18.

19.

20.

Foler du, at det er gaet ud over dit helbred, at du skal tage dig af din parerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid
Foler du, at du har mindre privatliv, end du kunne enske pa grund af din pdrerende?
0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid
Foler du, at dit sociale liv har lidt under, at du passer og plejer din pdrerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid
Generer det dig at have venner pa besag pa grund af din parerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid

Foler du, at din parerende synes at forvente, at det er dig, der skal tage dig af ham/hende,
som om du var den eneste, han/hun kan regne med?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid

Foler du, at du ikke har rdd til at passe og pleje din parerende oven 1 dine gvrige udgifter?
0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid

Foler du, at du ikke vil vaere i stand til at tage dig af din parerende ret meget leengere?
0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid

Foler du, at du har mistet kontrollen over dit liv, siden din parerende blev syg?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid

Ville du enske, at du bare kunne overlade pasningen af din parerende til andre?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid

Foler du dig usikker pé, hvordan du skal handtere pasningen af din pérerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid

Foler du, at du burde gere mere for din parerende?

0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Neasten altid

ZBI-22- Denmark/Danish - Version of 10 Jan 17 - Mapi.
ID057212 / ZBI-22_AU1.0_dan-DK.doc



21.

22.

Foler du, at du burde kunne klare pasningen af din parerende bedre, end du gor?
0. Aldrig 1. Sjeldent 2. Afogtil 3. Ret ofte 4. Nesten altid
Hvor belastende er det alt 1 alt for dig at passe og pleje din parerende?

0. Slet ikke 1. Lidt 2. Noget 3. Ganske 4. Yderst
belastende belastende belastende belastende belastende

Copyright 1983, 1990, Steven H. Zarit and Judy M. Zarit

ZBI-22- Denmark/Danish - Version of 10 Jan 17 - Mapi.
ID057212 / ZBI-22_AU1.0_dan-DK.doc



Appendix 8. The Hospital, Anxiety and Depression Scale, HADS.

Spgrgeskema om angst o9 e
depression, til brug pa
hospital (HADS)

Navn: Dato:
Lager er opmarksomme pa, at falelser spiller en stor rolle i de fleste sygdomme. Hvis din leege kender til
x . . . . m
w disse falelser, vil han eller hun bedre kunne hjalpe dig. @)
g Dette spargeskema er udformet med henblik pa at hjeelpe din lge med at finde ud af, hvordan du har det. 5
- Les hvert spargsmal herunder og szt streg under det svar, som bedst beskriver, hvordan du har haft det T
Q  de seneste 7 dage. Ignorer de tal, som er skrevet ud for hvert spargsmal. 1
Teenk ikke for lang tid over dine svar, idet din umiddelbare reaktion pa hvert spgrgsmal sikkert vil veere
mere precis end en lang, gennemtaenkt besvarelse.
A D A D
Jeg har fglt mig anspaendt eller stresset Jeg har fglt det, som om at jeg fungerede
3 Det meste af tiden langsommere
2 En stor del af tiden Nasten hele tiden 3
1 En gang imellem Meget ofte 2
0 Aldrig Somme tider 1
Jeg har fortsat fundet glaede ved det, jeg plejede Aldrig 0
at gleede mig over Jeg har haft en slags forskraekket fglelse, som
0 Helt som far om jeg havde “sommerfugle” i maven
1 Ikke helt som far Aldrig 0
2 Kun en smule En gang imellem 1
3 Naesten ikke Ganske ofte 2
Jeg har haft en slags forskreaekket falelse, som om Meget ofte 3
noget frygteligt var ved at ske Jeg har mistet interessen for mit udseende
3 Helt afgjort og ganske slemt Helt afgjort 3
2 Ja, men det er ikke sé& slemt Jeg er ikke helt s& omhyggelig, som jeg burde vaere 2
1 En smule, men det bekymrer mig ikke Maske er jeg knap sa omhyggelig som far 1
0 Slet ikke Jeg er lige s& omhyggelig som altid 0
Jeg har kunnet le og se det morsomme i mange ting Jeg har fglt mig rastlgs, som om at jeg skulle
0 Lige sa meget som altid beveege mig hele tiden
1 Ikke helt som far Virkelig meget 3
2 Helt afgjort ikke som far En hel del 2
3 Slet ikke Ikke s& meget 1
Jeg har haft bekymrende tanker, der er faret Slet ikke 0
igennem hovedet pa mig Jeg har med glaede set frem til, det jeg skulle lave
3 Naesten hele tiden Lige sd meget som altid 0
2 En stor del af tiden Knap s& meget som jeg plejede 1
1 En gang imellem, men ikke s ofte Helt afgjort mindre end jeg plejede 2
0 Kun sjeeldent Naesten ikke 3
Jeg har fglt mig i godt humgr Jeg er pludselig blevet grebet af panik
3 Aldrig Meget ofte 3
2 Ikke ofte Ganske ofte 2
1 Somme tider Ikke sarlig ofte 1
0 Det meste af tiden Aldrig 0
Jeg har kunnet sidde behageligt og fale mig afslappet Jeg har kunnet gleede mig over en god bog
0 Altid eller et godt radio- eller TV-program
1 Som regel Ofte 0
2 Ikke s& ofte Somme tider 1
3 Aldrig Ikke ofte 2
Meget sjzldent 3
Kontroller nu, at du har besvaret alle spgrgsmalene
A D

TOTAL |:|:|

HADS copyright © R.P. Snaith og A.S. Zigmond, 1983, 1992, 1994.
Spergsmalene i dette skema er oprindeligt publiceret i Acta Psychiatrica Scandinavica, 67, 36170,
copyright © Munksgaard International Publishers Ltd, Copenhagen, 1983.
Denne udgave er farste gang publiceret i 1994 af nferNelson Publishing Company Ltd,
389 Chiswick High Road, 9th Floor East, London W4 4AL.
GL Assessment er en del af Granada Group.
Dette skema ma ikke gengives pa nogen som helst méade uden forudgéende tilladelse fra forleeggeren.
E-mail: permissions@gl-assessment.co.uk

HADS - Denmark/Danish - Version of 13 Jan 15 - Mapi.
ID4776 / HADS_AU3.0_dan-DK.doc



Appendix 9. Simplero to professionals - frontpage
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Appendix 10. Simplero to professionals - overview of the module and text to one of the videos

Kursusindhold

Stotte til sundhedsfaglige

LEY

ALS
| W 19:39

Evaluering 1

Kognitive forandringer
| W 17:37

Evaluering 2

Samarbejdet med

familien
‘ W 13:43

Evaluering 3

Sundhedsfagligt
‘ personale

.
W 10:53

Evaluering 4

Hvad er ALS?

I denne video meder du ALS-konsulent, sygeplejerske og familieterapeut Heidi With fra
RehabiliteringsCenter for Muskelsvind. Heidi har arbejdet med familier ramt af ALS i mere end 15
ar og har i den forbindelse et taet samarbejde med mange kommuner. Videoen er en kort
introduktion til sygdommen ALS, herunder hvilke symptomer den medferer, hvordan
sygdommen udvikler sig samt hvorfor man ender med at de af den.



Appendix 11. Simplero to professionals - overview of topics in the module
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Appendix 12. Confirmation letter to the ,
professionals enrolled in study I 1 RehabiliteringsCenter for Muskelsvind

Vest for Storebeelt
Kongsvang Allé 23
DK - 8000 Arhus C

@st for Storebeelt
Blekinge Boulevard 2, 1. sal
DK - 2630 Taastrup

TIf. +45 8948 2222
Fax +45 8948 2212

www.refm.dk
Kaere XXX

Tak fordi du har sagt ja til at deltage i 1. del af i et 3-arige ph.d.-projekt ved Rehabiliteringscenter for
Muskelsvind (RCFM).

Projektets formdl er at wudvikle et laeringsprogram, som stgtte til pargrende og
sundhedsprofessionelle til personer med ALS og hvor vedkommende har andret
personlig/adfaerd/sprog. Leringsprogrammet indeholder vigtig viden og rad til, hvordan man
kan handtere de daglige udfordringer og samtidig passe pa sig selv i relationen til familier ramt
af ALS og hvor vedkommende har sendret personlig/adfaerd/sprog.

Projektet har to dele

e Et lerings- og stgtteprogram til pargrende til nulevende personer med ALS/aendret
personlighed/adfaerd/sprog.
e Etleerings- og stgtteprogram til sundhedsprofessionelle i kommunerne.

Man ved at bade pargrende og sundhedspersoner kan blive udfordret af kompleksiteten i sygdommene
og vi gnsker derfor at understgtte begge grupper med en malrettet indsats.

Som sundhedsprofessionel, der arbejder teet sammen med familier ramt af ALS og hvor vedkommende
har eendret personlig/adferd/sprog, har du en vigtig viden om at hverdagens udfordringer og
samarbejdet med familien/r. Jeg gnsker med dit bidrag at fa sundhedsprofessionelles erfaringer og
oplevelser fra hverdagslivet, da denne viden skal anvendes til at udvikle og malrette stgtteprogrammet
til sundhedsprofessionelle, der star midt i disse udfordringer nu og i fremtiden. Dine erfaringer er
saledes med til at hjelpe andre i den situation du selv star/stod i.

Viden og erfaringer fra samarbejdet og de arbejdsmaessige udfordringer sundhedsprofessionelle star
overfor med familier ramt af disse to sygdomme vil forhdbentligt kvalificere RCFM’s ydelser til
pargrende og sundhedsprofessionelle pa sigt.

RCFM samarbejder tveerfagligt med brugeren, oftest i brugerens hjem, hvor der arbejdes pa at
identificere hvilke behov for rehabiliteringsindsatser og viden brugerne har. RCFM indtager en central
position i det neuromuskulzaere faglige vidensfelt, og samarbejder i det tveaersektorielle felt i hele
Danmark med bade hospitaler, kommuner og almen praksis. RCFM’s indsats har ofte en afggrende
betydning for hvilken rehabiliteringsindsats, der iveerksaettes hos den enkelte bruger og dermed
brugerens muligheder for at klare sig i hverdagslivet med en neuromuskuleer sygdom.

Nar du deltager, vil jeg som naevnt bede dig om at skrive under pa en samtykkeerklaering, hvori du
samtykKer til, at jeg ma bruge data opnaet i forbindelse med projektet. Det er helt frivilligt at deltage i
projektet, og alle der deltager er anonyme. Man kan til enhver tid veelge ikke at deltage eller traekke sit
samtykke tilbage. Det er vigtigt at understrege at dit tilbud fra og samarbejde med RCFM pa ingen mades
@ndres, hvis du vaelger at traekke dit samtykke tilbage.



Appendix 12. Confirmation letter to the
professionals enrolled in study I

Hvis du har nogle spgrgsmal om projektet eller til mig er du meget velkommen til at kontakte
mig pa mail leol@rcfm.dk eller ringe til mig pa tif. 22652435

Jeg ser frem til at hgre fra dig.

Med venlig hilsen
Lene Klem Olesen
Ph.d.-studerende, Cand.paed.paed.psyk og ergoterapeut

Mobil: 22652435
Mail: leol@rcfm.dk

RCfM er en selvejende institution med heit specialiseret funktion indenfor neurorehabilitering af personer med svaere neuromuskulsere sygdomme, jf. Sundhedslovens §79 stk.2.

The National Rehabilitation Centre for Neuromuscular Diseases is a multidisciplinary expert centre for neuromuscular rehabilitation.


mailto:leol@rcfm.dk
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Appendix 15. Example of the ECOMAP exercise

Teet og god relation =  ———————y

Du giver omsorg for person= ——»

Omsorgen gar begge veje= <«———

Relation er udfordrende= ——+-~—

EKSEMPEL PA ECOMAP

N Morten (kollega)

Placer dig selv i
midten

Lisbeth (svigerdatter

llAnnall

Asta (veninde)

Margrethe (naboen)
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Appendix 17. Simplero - overview of module 1, including the topic presented in videos

Modul4  Chatforum Q .

Modul 1 - Personlighed og adfaerd

1 af 5 lektioner afsluttet

Kursusindhold

Forandringer i personlighed og adfaerd

Modul 1 - Personlighed og

adfaerd
Introduktion ti
stgtteprogrammet
W 7:02

Introduktion til chat
W 6:01

_uo_\msmr.m:@mﬂ _

personlighed og adfaerd

Pargrendeambassadegrer
B 1:00

Forandringer i
personlighed og adfzerd

s1-N 0

W 31:52
Nar det er svaert at tale
TR (©31:52 4 Video (126 Mb) L HD Video (611 Mb) ¥ Lyd (29
W 14:00
| denne video taler Heidi om kognitive forandringer i forbindelse med ALS. Der er her tale om
Podcast nogle serlige forandringer i hjernen, som kan pavirke personligheden, adfarden og sproget.

Ved hjelp af podcast-feedet kan du Du vil undervejs i videoen opleve, at nogle symptomer er genkendelige, mens andre er ukendte.
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Appendix 20. Simplero - overview of the chat forum

FAVN - stgtteprogram for parerende Mindfulness ~ Modul 1 Modul2  Modul3  Modul4  Chatforum Q s v

Chatforum

Velkommen til et lille lukket forum, hvor du har mulighed for at udveksle erfaringer med andre i samme situation som dig - ordet er frit, men
forventer naturligvis, at vi alle udviser gensidig respekt for hinanden og holder en god tone :-)

Kaere deltager
& Fglger v

Her har du mulighed for at skrive, hvad der matte fylde for dig, i forhold til det at vaere parerende. Det
kan bade vaere gode rad, nye ideer, spgrgsmal til de andre i gruppen, eller det at dele en tanke med de
andre. Jeg vil opfordre til, at der ogsa her, holdes et sarligt fokus pa at "snakken" er med udgangspunkt

i jer som pérgrende.

Som gruppeleder vil jeg falge med her pa chatten, for at fa en fornemmelse af hvad der fylder, har
interesse og méaske hvad der er sarligt behov for.

Du...
Lees mere

Af Heidi With den 14 okt '20 08:22 i Abent forum - ¢ 0 kommentarer




Appendix 21. Simplero - Mindfulness-based stress reduction (MBSR)

Mindfulness Modul1  Modul2 Modul3  Modul4  Chatforum Q 3 v

OVERSIGT

URSUSOVEF
.

ndfulness

Online stgtteprogram til dig som pargrende til en person med ALS og kognitive forandringer

& Folger v

Mindfulnhess

Mindfulness introduktion
B¢ 18:28

Pusterummet
W 643

Andedraettet
W 1548

Liggende Yoga

s 1220




Appendix 22. Introduction to the diary

Kz re Navn

Denne dagbog ersendttildig som parerende,derdeltageri
stotteprogrammet FAVN.

Dagbogen ertenkt som en bog du fx kan have liggende ved din
side, ndrdu serde film, der lebende vil blive tilgengelige for dig
via platformen Simplero. Ligeledes vildu med fordel kunne have
dagbogen fremme tilde virtuelle gruppemeader, evt. for at kigge
tilbage og se hvad du harnotereteller tilat tage notater iunder
medet. Du er naturligvis ogsa velkommen til at gore brug af
dagbogen pa andre tidspunkter.

Hvordan du brugerdagbogen, er helt valgfrit. Om det er noter fra
detdu hererog ser, tanker om din egen situation, spergsmal,
opgaver du skal huske,om deter via tegninger, lange s@ tninger,
stikord eller udklip er alt sammen op til dig.

Ibogenerilagt4 ark papirer, som jeg vil introducere dig til ved det
forste virtuelle gruppemede mandag d.26/10 k1. 14:30

Maske du vil finde det brugbart, et stykke henne iforlebet at se
tilbage pé, hvad der fyldte for dig, da du startede i FAVN
sammenlignet med, hvad du er optaget afislutning af
statteprogrammet.

Vigtigt er det, at dagbogen ikke kommer til at foles som en byrde.
Formaleter, atlevne en plads og et rum for dig og dine tanker, et
sted hvor du kan notere, tegne eller indsa tte det som kan v re
hje lpsomt for dig.

Med venlig hilsen
Heidi With




Appendix 23. The EMBRACE program

FAVN ALS

og mental
forandring

4 maneders stgtte-
program til pargrende

o

> . e /Endring af personlighed
- e Nar det er svaert at tale sammen

\\\ 23. november kl. 14.30-16.30
Opsamling og erfaringsudveksling

¥

- ¢ Tab, sorg & tabuer
> ~ * Hvad skal foreviges?
< e Densidste tid og fremtiden
e Hvordan sikres fremtiden bedst muligt?
e Hvad skal jeg habe?

18. januar kl. 14.30-16.30

[ ee® : . :
~  Opsamling og erfaringsudveksling
fegs 22-februarkl.14.30-16.30

Afrunding

(
RehabiliteringsCenter
for Muskelsvind



Appendix 24. Amyotrophic lateral sclerosis - Frontotemporal dementia - questionnaire

Amyotrofisk lateral sclerose - Frontotemporal demens - Spgrgeskema
(ALS-FTD-Q)

| det fplgende spgrgeskema vil din partners, dit familiemedlems eller din vens adfaerd blive
evalueret. Hvor der star “ham” eller “hans”, kan det til enhver erstattes med “hende” eller “hendes”.
Det tager ca. 10 minutter at udfylde spgrgeskemaet, og det skal helst forega i et lokale, hvor
patienten ikke er til stede. Spgrgsmal besvares ved at afkrydse i feltet ud for det svar, der passer.
Sporgeskemaet bestar af to dele, A og B.

Dato .. -.. -.... Udfyldt af (fx partner, sgskende, barn) .........................
Patientens NaVN ... e e e e
Patientens fgdselsdato .. - .. - .... Patientenskgn M /K

Patientens hgjest gennemfgrte uddannelsesniveau ............. ... ... ... ... .. ...

Del A De fplgende 13 udsagn sammenligner din partners nuvaerende adfserd med hans adfaerd for
tre dr siden.

Der er fglgende svarmuligheder:
- helt uenig

- overvejende uenig

- overvejende enig

- helt enig

Helt uenig
Overvejende uenig
Overvejende enig
Helt enig

1. Din partner er mindre interesseret i sine omgivelser Ll ]

2. Din partner gar mindre op i sin personlige hygiejne | | | | | | | |

3. Din partner saetter oftere sig selv fgrst | | | | | | | |

4. Din partner bliver lettere irriteret eller vred LI I | |

5. Din partners koncentrationsevne er blevet darligere Ll ]

6. Din partners adfeerd er mere rastlgs | | | | | | | |

7. Din partner er blevet mere indesluttet | | | | | | | |

8. Din partners aktiviteter forekommer mere planlgse | | | | | | | |

9. Din partner har flere problemer med hukommelsen | | | | | | | |

10. Din partner henvender sig oftere til fremmede | | | | | | | |

11. Din partner har gget lyst til sex | | | | | | | |

(Undlad at svare, hvis spgrgsmalet ikke er relevant)



oo

Nogle ALS-patienter oplever tvungen latter eller grad uden en logisk grund. g %D

De fglgende to udsagn beskriver IKKE dette faenomen. 3 3

De beskriver generelle, fglelsesmaessige aendringer hos din partner. - 'g 'g
c g 9 w
v o o c
S b b (\J]
= (] Q =
[} > > [}
r O O =T

12. Din partner er ikke sa fglelsesmaessig stabil

13. Din partner er oftere ekstremt glad

DelB De fglgende 12 udsagn omhandler din partners adfeerd i den seneste maned. Bemaerk!
Nogle udsagn beskriver normal adfaerd, mens andre beskriver unormal adfaerd. Laes derfor udsagnet
grundigt, inden du svarer.

Du har fglgende svarmuligheder:

- Aldrig E”

- Nogle gange )

- Ofte 00

_ Altid 5 @ £ Z
< 2 0 <«

14. Din partner er mistaenksom | | | | | | | |

15. Din partner gentager de samme handbevagelser eller saetninger | | | | | | | |

16. Din partner fgler ikke skam | | | | | | | |

17. Din partner ved, hvor han befinder sig | | | | | | | |

18. Din partner udviser fornaeermende adfeerd | | | | | | | |

19. Din partner er god til at bedgmme en situation | | | | | | | |

20. Din partner hamstrer mad eller er staerkt optaget af mad | | | | | | | |

21. Din partner forstar, hvad hans sygdom indebzerer | | | | | | | |

22. Din partner ser eller hgrer ting, som ikke er der | | | | | | | |

23. Din partner udviser barnlig adfzaerd | | | | | | | |

24. Din partner ved, hvilken tid pa dagen det er | | | | | | | |

25. Din partner efterligner dig eller andre | | | | | | | |




Scoring af ALS-FTD-Q

Spgrgsmal 1-13:

o0
c X
o ©
S o
v o
S T
W £ C
c 2 9 W
o o U ¢
S 2 2 ©
> [J] () e
Q > > o
I O O =T
Verdi = 0 1 3 4

Spergsmal 14, 15, 16, 18, 20, 22, 23 og 25:

)
oo
c
©
)
0 o -
s & £ =
g 2 0 <
Veerdi = 0 1 3 4
Spergsmal 17, 19, 21 og 24
)
[Y)
c
©
oo
0 o -
s & £ =
< 2 0 <
Veerdi = 4 3 1 0

ALS-FTD-Q-score: score for hvert spgrgsmal laegges sammen for at beregne ALS-FTD-Q-scoren.

Cut-off- veerdier: milde adfaerdsforstyrrelser > 22

sveaere adfaerdsforstyrrelser (inden for bvFTD-omradet) > 29

Disse er forelgbige cut-off-vaerdier, der afventer fremtidig validering

© Academic Medical Centre, Amsterdam 2012



Appendix 25. Invitation to the EMBRACE intervention

RehabiliteringsCenter for Muskelsvind

XXXX XXXXX

XXXXXXX Vest for Storebeelt
Kongsvang Allé 23

XXXXXXXXXXXXXXXX ot B Nt

@st for Storebeelt
Blekinge Boulevard 2, 1. sal
DK - 2630 Taastrup

TIf. +45 8948 2222
Fax +45 8948 2212

www.rcfm.dk
FAVN - Et online stgtteprogram for pargrende til personer med ALS og Kkognitive
forandringer

Jeg henvender mig til jer, da jeg er i gang med et ph.d.-projekt ved Rehabiliteringscenter for Muskelsvind
(RCFM). Projektet har fokus pa pargrende til personer med ALS, hvor den sygdomsramte ogsa har
kognitive forandringer (forandret personlighed, adfeerd og/eller sprog).

Formalet med projektet er at udvikle et malrettet stgtteprogram til pargrende til personer med ALS
og kognitive forandringer. Stgtteprogrammet indeholder vigtig viden og rad til, hvordan man
som pargrende kan handtere de daglige udfordringer, og samtidig finde en mere skansom og
mindre belastende vej i sygdomsforlgbet.

Forskning viser, at pargrende til personer med ALS og kognitive forandringer kan blive seerligt
udfordret og belastet af kompleksiteten i sygdommene og vi gnsker derfor at understgtte pargrende
med en malrettet online stgtteindsats.

Tilbuddet er til dig som pargrende

Stgtteprogrammet foregar online og lgber over fire maneder, fra uge 44 i 2020 til uge 9i 2021. Dem
der deltager, vil fa tilsendt en reekke malrettede film samt en invitation til at deltage i fem online
gruppemgder med 5-6 andre pargrende, der star i lignende situation som dig. Gruppemgderne guides
af ALS-konsulent, sygeplejerske og familieterapeut Heidi With, som har 14 ars erfaring i samarbejdet
med familier med ALS.

Du har mulighed for at invitere et andet familiemedlem eller ven med til at deltage sammen med dig
igennem hele stgtteprogrammet, dog ikke den sygdomsramte.

Gruppemgderne ligger fast om eftermiddagen hver 3. uge og varer to timer. Dato for de fem
gruppemgder vil blive tilsendt efter d. 29.9.20. [ ugerne mellem videomgderne vil du fa tilsendt film a
max 25 minutters varighed, som du kan vaelge at se, hvor og hvornar det passer dig. Filmene indeholder
forskellige emner, som kan veere informative og hjeelpsomme til dig som pargrende. Du kan se emnerne
pa folderen der ligger med i brevet.

[ forbindelse med evalueringen af projektet, vil du som deltager du blive bedt om at udfylde to korte
sporgeskemaer fgr og efter programmet. Ligesom du evt. vil blive inviteret til et individuelt interview.
Efter hver set film vil du blive bedt om at score filmens relevans ud fra 1 spgrgsmal. Gruppemgderne vil
blive optaget og selve optagelserne vil indgd som en del dataindsamlingen. Optagelserne ses kun af
forskningsgruppen og slettes, nar de ikke lzengere skal bruges.

Deltagelse i projektet forudsaetter, at man har en smartphone, tablet eller computer samt at man har
internetforbindelse.

Formadlet er at du via stgtteprogrammet, far et fleksibelt og trygt rum, hvor du opleve at blive stgttet og
styrket i sygdomsforlgbet. Viden og erfaring fra projektet vil efterfglgende blive anvendt til at hjaelpe
andre pargrende, der kommer til at std i lignende situation.

RCfM er en selvejende institution med hgjt specialiseret funktion indenfor neurorehabilitering af personer med sveere neuromuskuleere sygdomme, jf. Sundhedslovens §79 stk.2.

The National Rehabilitation Centre for Neuromuscular Diseases is a multidisciplinary expert centre for neuromuscular rehabilitation.



Appendix 25. Information to the EMBRACE intervention

Projektet er anmeldt til Videnskabsetisk Komité og Styrelsen for Patientsikkerhed. Nar du deltager, vil
jeg bede dig om at skrive under pa en samtykkeerklaering, hvori du samtykker til, at jeg ma bruge data
opnaetiforbindelse med projektet. Det er frivilligt at deltage i projektet, og alle der deltager er anonyme.
Du kan til enhver tid vaelge ikke at deltage eller trakke dit samtykke tilbage.

Hvis du har nogle spgrgsmal til projektet eller gnsker du at deltage er du meget velkommen til at
kontakte mig pa nedenstdende kontaktoplysninger eller Heidi With pa hewi@rcfm.dk /tlf. 22652436
senest den 21.9.20. Vi vil herefter aftale et tidspunkt, hvor vi kan ringe dig op og drgfte, hvilke
udfordringer du oplever som pargrende.

Du vil senest fa besked den 23.9.20 om, hvorvidt vi vurderer at tilbuddet deekker dine behov.
Jeg hdber meget, at du har lyst til at deltage, og ser frem til at hgre fra dig.

Med venlig hilsen og forhabentlig gensyn

Lene Klem Olesen

Ph.d.-studerende, Cand.paed.paed.psyk, ergoterapeut og ALS-konsulent
RehabiliteringsCenter for Muskelsvind og Aarhus Universitet

Mobil: 22652435
Mail: leol@rcfm.dk

RCfM er en selvejende institution med hgjt specialiseret funktion indenfor neurorehabilitering af personer med sveere neuromuskuleere sygdomme, jf. Sundhedslovens §79 stk.2.

The National Rehabilitation Centre for Neuromuscular Diseases is a multidisciplinary expert centre for neuromuscular rehabilitation.
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Appendix 26. Welcome letter to the caregivers enrolled in the EMBRACE intervention

Aarhus d. 29/9-20

Kaere XXXX

Vi takker for din interesse i stgtteprogrammet FAVN, og er glade for at kunne bekrzfte at du er
inkluderet i projektet og dermed er deltager i FAVN.

Du vil veere en del af en gruppe pa 4-5 pargrende, som ligeledes har en partner der har ALS og er
mentalt forandret. Pa de virtuelle mgder vil Heidi With deltage som gruppeleder og veere medvirkende
til at mgdet forlgber bedst muligt.

Fokus pa dig som pargrende

Det at vaere pargrende kan for mange veere en stor belastning, bl.a. nar fokus ofte hviler pa den
sygdomsramte, og man som pargrende ikke kan finde overskud eller tid til at have fokus pa egne
behov.

[ projekt Favn vil fokus veere pa dig som pargrende.

Du vil blive stgttet i at samtaler tager udgangspunkt i dig som pargrende. Hvordan det er at veere dig,
hvordan du finder vej i hverdagen, hvad du kan have brug for, hvilke tanker og bekymringer du gar
med, hvilke tanker du ggr dig om fremtiden, etc. Det kan vere sarbart og uvant at have fokus pa sig
selv, og samtalen ledes let hen pa den sygdomsramte. Som gruppeleder vil jeg hjaelpe med til, at du
sammen med resten af gruppen, holder fast i et maske tiltraengt fokus pa dig selv.

Fgrste virtuelle mgde foregar xxxxxdag d. kl. 14:30 - 16:30 (se vedhzftede oversigt)

Fa dage forinden far du tilsendt et link pa din mail, sa du pa dagen kan tilga Teams. Teams er den
forbindelse vi bruger til at afholde vores virtuelle mgder.

Simpleo
Efter det fgrste virtuelle mgde vil du pa din mail fa tilsendt et log in til platformen Simpleo.

Pa Simpleo kan du tilga sma film, med relevante temaer, som danner grundlag for snakke til naeste
virtuelle mgde. Desuden er der en chatfunktion pa Simpleo, der ggr det muligt for dig, at skrive
sammen med de andre gruppedeltager i et lukket forum.

Meddeltager

Som beskrevet i tidligere udsendte invitationen, har du mulighed for at invitere en ven eller et
familiemedlem med til at deltage i de virtuelle mgder, dog ikke din ALS-ramte partner.
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Vi har vedheeftet et brev, som du skal leese og herefter udlevere til den meddeltager du evt. har valgt
skal veere med til de virtuelle mgder. Hvilket naturligvis er frivilligt. Det skal vaere den samme person
der er med hver gang. Altsa er det ikke muligt at have forskellige meddeltagere med fra mgde til mgde.

Vi vil gerne have oplyst navn og relation pa evt. meddeltager inden mgdestart.

Dagbog

Inden mgdestart vil du med posten, fa tilsendt en dagbog som er din. I dagbogen er der et forord der
informerer dig om hvad du har mulighed for at bruge dagbogen til, sa leenge du deltager i FAVN.

Har du tekniske problemer, spgrgsmal eller kommentarer til ovenstdende er du meget velkommen til
at henvende dig til os.

Med venlig hilsen

Lene Klem Olesen, Ph.d.- studerende, mail leol@rcfm.dk tlf. 22652435
Heidi With, projektansat, ALS-konsulent og familieterapeut, mail hewi@rcfm.dk tlf. 22652436
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Appendix 27. Information letter for the co-participant

Til dig som meddeltager

FAVN

4 maneders stgtteprogram til pargrende.

Du er af en ven eller et familiemedlem blevet inviteret til at veere meddeltager i et stgtteprogram, for
pargrende til en partner med ALS og mentale forandringer, kaldet FAVN.

Forskning viser, at pargrende til personer med ALS og mentale forandringer, kan blive seerligt
udfordret og belastet af kompleksiteten i sygdommene, og vi gnsker derfor at understgtte pargrende
med en malrettet online indsats.

Programmet FAVN bestdr af 5 virtuelle mgder med 6-7 andre pargrende/meddeltagere i lignende
situation. Derudover vil den pargrende, Igbende fa tilsendte korte film med relevante temaer.

De nzermere oplysninger om hvad FAVN indeholder og tilbyder, vil du have mulighed for at spgrge ind
til, hos den person, der har inviteret dig til at veere meddeltager.

Vi ved fra tidligere undersggelser, at deltagere i lignende tilbud, kan opleve en form for ensomhed
samt et behov for, i hverdagen, at dele de oplevelser der har fundet sted i forbindelse med deltagelse i
et stgtteprogram. Derfor giver vi mulighed for, at hver deltager i stgtteprogrammet FAVN, kan invitere
en person til at fglge processen, hvilket i dette tilfeelde er dig. Velkommen.

Som meddeltager har du en rolle som "vidne”, til de snakke og oplevelser der foregar i gruppen. Pa den
made kan du veere en sparringspartner og stgtte for den pargrende. Det vil veere de pargrende der er
primeere deltagere, du som meddeltager vil have en “mindre stemme” i gruppen.

Det at have veeret til det samme mgde, efterfglgende udveksle tanker og refleksioner og evt. fortseette
snakken, kan i nogle tilfeelde mindske ensomhedsfglelsen og dermed belastningen hos den pargrende.

Vi forventer at din meddeltagelse foregar med respekt for de fglsomme emner, der kan blive delt pa de
virtuelle mgder, og at indholdet af samtalerne bliver mellem deltagerne og dig som meddeltagere.

Har du spgrgsmal til ovenstdende, er du meget velkommen til at kontakte undertegnede.

Med venlig hilsen

Lene Klem Olesen, Ph.d.- studerende, mail leol@rcfm.dk tlf. 22652435
Heidi With, projektansat, ALS-konsulent og familie- og psykoterapeut, mail hewi@rcfm.dk tlf.
22652436
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Appendix 28. Informed consent for participation in a health science research project

DET VIDENSKABSETISKE KOMITESYSTEM

(s1)

Informeret samtykke til deltagelse i et sundhedsvidenskabeligt forskningsprojekt.

Forskningsprojektets titel: FAVN - Et komplekst interventionsstudie med et online palliativt
rehabiliteringsprogram til stgtte for pargrende og fagpersoner til personer med ALS og kognitive
forandringer

Erkleering fra forsggspersonen:

Jeg har fet skriftlig og mundtlig information og jeg ved nok om formal, metode, fordele og
ulemper til at sige ja til at deltage.

Jeg ved, at det er frivilligt at deltage, og at jeg altid kan treekke mit samtykke tilbage uden at
miste mine nuvaerende eller fremtidige rettigheder til behandling.

Jeg giver samtykke til, at deltage i forskningsprojektet, og har faet en kopi af dette samtykkeark samt en
kopi af den skriftlige information om projektet til eget brug.

Forsggspersonens navn:

Dato: Underskrift:

@nsker du at blive informeret om forskningsprojektets resultat samt eventuelle konsekvenser for dig?:

Ja (saet x) Nej (seet x)

Erklzering fra den, der afgiver information:

Jeg erklaerer, at forsggspersonen har modtaget mundtlig og skriftlig information om forsgget.

Efter min overbevisning er der givet tilstraekkelig information til, at der kan traeffes beslutning om
deltagelse i forsgget.

Navnet pa den, der har afgivet information: Lene Klem Olesen

Dato: Underskrift:

Projektidentifikation: (Fx komiteens Projekt-ID, EudraCT nr., versions nr./dato eller lign.)

1-10-72-1-19

Standardsamtykkeerklzering udarbejdet af Det Videnskabsetiske Komitésystem, august 2016.
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