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ABSTRACT

Objectives: This study aims to provide more insight into possible barriers and facilitators caregivers
of people with Huntington’s disease (HD) encounter, and what their needs and wishes are regarding
a remote support program.

Methods: In total, 27 persons participated in four focus group interviews. Eligible participants were
caregivers (n=19) of a person with HD, and healthcare professionals (n=8) involved in HD care.
Qualitative data were analyzed by two researchers who independently performed an inductive con-
tent analysis.

Results: Four major themes emerged from the data, including (1) a paradox between taking care of
yourself and caring for others; (2) challenges HD caregivers face in daily life, including lack of HD
awareness, taboo and shame, feelings of loneliness, concerns about heredity and children, and coping
with HD symptoms; (3) facilitators in the caregiving process, including a social network, professional
support, openness, talking in early phases, and daily structure; (4) needs regarding a support
program.

Conclusion: These insights will be used to develop a remote support program for HD caregivers,
using a blended and self-management approach. Newly developed and tailored support should be
aimed at empowering caregivers in their role and help them cope with their situation, taking into
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account barriers and facilitators.

Introduction

Huntington’s disease (HD) is a hereditary neurodegenerative dis-
ease characterized by cognitive deterioration, involuntary move-
ments, and behavioral disturbances. The common age of onset
in HD is in the range of 30-50years (Roos, 2010). Due to the pro-
gressive nature of the disease, HD increasingly impacts daily life.
In the early stage of the disease, persons usually are independent
of direct care, live at home, and may be employed. In later stages,
patients become dependent on care, and eventually, admission
to a nursing or care home may be inevitable (Caron et al., 1998,
updated 2020; Novak & Tabrizi, 2010). The median survival rate
after disease onset is 17-20years (Roos, 2010).

The disease not only affects the lives of people affected by HD,
but also severely impacts the lives of those surrounding them
(Domaradzki, 2015; Parekh et al., 2018). In many ways, caring for a
person with HD is similar to caring for someone suffering from
other neurodegenerative disorders, such as dementia or Parkinson’s
disease (Roland & Chappell, 2019; Williams et al., 2012). Caregivers
can experience loss of a meaningful relationship with the affected
person, role reversal, or loss of social contacts (Daley et al., 2019).
They often show declining health, including signs of anxiety,
depression, stress, and reduced quality of life (Aza et al,, 2022;
Simpson & Carter, 2013). However, some aspects of HD create addi-
tional challenges for caregivers of people with HD (Aubeeluck et al.,

2012). Firstly, HD onset usually occurs much earlier in life than in
other neurodegenerative disorders. The informal caregiver will
likely become forced to take over roles and responsibilities, such
as caring for children and being the breadwinner. Secondly, HD
has a 50% chance of genetic transmission, which may cause uncer-
tainty and worries in families. Caregivers can be family members
such as parents, children, or siblings who may also be confronted
with the disease (Aubeeluck et al,, 2012; Mand et al., 2015). Finally,
in families, caregivers may care for more than one person with HD,
emphasizing an increased burden.

Various studies have been conducted to investigate the
impact of HD on family caregivers (Domaradzki, 2015; Parekh
etal., 2018). Frequently cited aspects include the impact of role
change, isolation, neglected needs and an experienced lack of
support (Aubeeluck et al., 2012; Rething et al., 2014; Williams
et al., 2012). Caregivers of people with HD showed a need for
support in balancing stressors from both caregiving and every-
day life (Domaradzki, 2015; Rething et al, 2015). In the
Netherlands, there are two programs developed to support
caregivers. One is called the HD Patient Education Program,
which aims to educate and train patients and caregivers in
developing coping strategies to improve their quality of life
(A'Campo et al.,, 2012). The second program is called the Hold
me Tight program, which aims to enhance partner relation-
ships (Petzke et al., 2022). However, services are not always
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readily available due to geographic, monetary or personnel
barriers (Edmondson & Goodman, 2017). Also, they are not
designed for individual purposes.

Itis necessary to anticipate on a world where we face a short-
fall in healthcare professionals and a rising demand for informal
and individual care at home. Online support is rapidly increasing
in healthcare to overcome these changes. Especially in the con-
text of the COVID-19 pandemic, there has been heightened
emphasis on seeking innovative ways to continue providing
support, such as using remote support (Jnr, 2020). Given the
active phase of life of younger caregivers, as well as the taboo
on HD, individual online programs could provide opportunities
to cost-effectively support HD caregivers, even in remote areas.
Inequities in access to post-diagnostic support contribute to
difficulties in seeking and receiving the support caregivers need
(Dorsey et al., 2018). By enhancing access and expanding the
reach of support, it becomes possible to improve the provision
of support which is particularly valuable for rare diseases such
as HD.To design such a program, we aim to provide more insight
into what specific barriers and facilitators caregivers encounter
when caring for a family member with HD, and what their needs
and wishes are regarding a remote support program.

Methods

In this focus group study, caregivers of persons with HD and
healthcare professionals were included. Findings are reported
according to the Consolidated Criteria for Reporting Qualitative
Research (COREQ) (Tong et al., 2007).

Participants

Eligible participants were self-identified informal caregivers of
a person with HD or healthcare professionals involved in HD
care; 18years of age or older; Dutch-speaking; and having
access to the internet to participate in the online focus group.
Participants were recruited through healthcare professionals
and experts working at specialized HD centers in the
Netherlands. Additionally, a call on the website and social media
of the Dutch HD Association and the Dutch HD Knowledge
Center was published. All who applied to participate met the
inclusion criteria.

Participants were given an information letter and, if willing,
were called by the research team to answer any additional ques-
tions. Participants gave online informed consent for inclusion
before participation in the study. The study protocol (non-
waiver) was approved by the Medical Ethics Committee of
Maastricht University Medical Center (#2020-2233), The
Netherlands.

Procedures

Focus groups were chosen to explore and discuss various per-
ceptions and experiences. Participants may be more willing to
share experiences because focus groups may feel less threat-
ening than individual interviews (Onwuegbuzie et al., 2009). As
advised by the principles of the Experience-Based Co-Design
(EBCD) approach, both caregivers and healthcare professionals
were involved in the focus groups (Bate & Robert, 2006). The
aim was to organize three-to-four focus groups containing six-
to-ten participants each. After the fourth focus group, the

research team established that the point of data saturation was
achieved (Hennink, 2007). The focus groups were held online,
using the video conferencing tool Zoom (Almuijlli et al., 2022).
Participants received written instructions in advance on how to
use Zoom, and were offered the opportunity to test it
beforehand.

Data collection

A semi-structured topic guide was used during the focus
groups (see Appendix A). Topics were derived from the litera-
ture and brainstorming sessions in which all research team
members were involved. Specific attention was paid to creat-
ing a logical sequence of open-ended questions to stimulate
discussion and equal participation of every participant. The
topic guide included questions regarding (work-related) expe-
riences with HD, accompanying changes and challenges in
daily life, facilitators and barriers while coping with HD, and
needs regarding a support program. Two experienced focus
group moderators (LMMB and AAD) guided two focus groups
each, and an assistant (MMJD) took additional notes. None of
them had a prior relationship with the participants. All focus
groups were audio-recorded and lasted around 90min.
Following an iterative approach and to ensure investigator
triangulation, data collection was discussed by the research
team after each focus group to refine the topic guide or pro-
cedures if needed.

Data analysis

We conducted a phenomenological study using focus groups
to explore the unique and lived experiences of HD caregivers
(Savin-Baden & Howell-Major, 2013). Data resulting from the
focus groups were transcribed ad verbatim. To ensure analyst
triangulation, transcripts were analyzed independently (MMJD
and LMMB) using the software Atlas.ti version 9. An inductive
content analysis was performed to allow themes and catego-
ries to flow from the data rather than using preconceived cat-
egories (Kondracki et al., 2002). The data was openly coded to
map all aspects of the content. The two authors who per-
formed the analyses discussed and compared the code defi-
nitions and code structure to reach consensus. They
independently grouped the codes into higher-order themes
and created a mind-map. These were then discussed together
with the other authors to derive the main and subcategories.
In a last meeting, all authors discussed and verified the end
results and the first and second author continuously checked
if all meaningful data were coded, no codes were established
without meaningful data, and no new information emerged
from the data to establish data saturation (Hennink, 2007).
Research team members vary in background and expertise,
covering multiple years of experience in clinical experience in
HD, research on HD and experience in qualitative analysis and
research.

Results
Participant characteristics

A total of 27 persons participated in the study, including 19
caregivers (age range 29-72years), and eight healthcare pro-
fessionals (age range 29-61years). Four online focus groups



were scheduled with respectively nine, five, seven, and six par-
ticipants. Table 1 represents their characteristics. Each focus
group had a mixture of caregivers and healthcare professionals.
Respectively, from the first to the fourth focus group: six, four,

Table 1. Characteristics of the HD caregivers and healthcare professionals.

Variable N
Total sample 27
Gender Male 10
Female 17
Mean age (min-max, SD) 52.2(10.9)
Ethnic background European 23
Turkish 1
Surinamese/Antillean 1
Mixed 2
Caregivers 19
Mean age (SD) 54.5(10.2)
Relationship to the person ~ Spouse 15
with HD Child 1
Sibling 2
Multiple caregiving roles 1
(spouse and parent)
Mean age of the person with 54.9(13.9)
HD (SD)
Time since diagnosis Less than 2 years 2
Less than 5years 3
Less than 10years 6
More than 10years 8
Living situation of the Living at home 18
person with HD Admitted to a nursing 1
home
Healthcare professionals 8
Mean age (SD) 46.8 (11.1)
Type of profession Social worker 4
Psychologist 2
Case manager 1
Elderly care physician 1
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five, and four caregivers participated, and three, one, two, and
two healthcare professionals participated.

Main themes

The focus groups resulted in four major themes, including (1) a
paradox between caring of yourself and caring for others; (2)
challenges HD caregivers face in daily life; (3) facilitators in the
caregiving process; and (4) needs regarding a support program.
A schematic representation of the first three main themes and
associated categories is presented in Figure 1.

The care paradox

Caregivers and healthcare professionals stated that caring for
yourself and maintaining your own valued activities is required
to continue caring for a loved one with HD. It is essential to
create space and time to meet your own needs. They stressed
the importance of living your own life and guarding your
boundaries.

‘You must make sure you keep control of your own life. Try to stay
strong, choose for yourself, make sure you recharge yourself, keep
doing your hobbies, and make sure you do things outside your home.
- Caregiver of her husband with HD

‘It is crucial to take good care of yourself. It is also important for the
person with HD to know what you need to keep providing care because
it becomes very difficult for them, especially at a later stage. Caregivers
should be more egocentric and be aware they have a heavy task rely-
ing on their shoulders for the upcoming years! - Psychologist

However, caregivers often ignore and compromise their
needs when caring for their loved one with HD. Putting aside
their needs and trying to optimize the situation for their loved
one makes it even more challenging to find a balance in daily
life. When the balance is skewed, caregivers tend to efface or

Caregiving process for a person with HD
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even lose themselves by organizing everything around the per-
son with HD.

‘We used to do a lot with friends, but that is too intense for her now.
Therefore, | limit my social contacts as well. | think that’s very unfortu-
nate. Taking care of her means that | do less or stop doing things | used
to do. I no longer do activities | used to do independently.’ - Caregiver
of his wife with HD

‘| often see that caregivers dismiss themselves. They organize every-
thing around the person with HD. In my opinion, it is important, espe-
cially at an early stage, to choose to take the freedom to live your own
life, and to organize care around that, not the other way around. -
Social worker

Long periods of not meeting own needs and putting activities
aside have consequences that are often unseen by caregivers
because, at the moment, it seems to be an appropriate solution.

‘I neglected myself for too long. My wife became increasingly depen-
denton me, so | slowly grew into a pattern that | could no longer break.
At first, everything went well, but it got more and more difficult. The
time | had for myself just disappeared. [...] Now I'm struggling with
myself. But I'm under treatment for that because | know that the care-
giving will only extend’ - Caregiver of his wife with HD

On the one hand, you must take care of yourself to continue
caring for others, but on the other hand, caregivers report they
compromise their own needs to provide care. This reflects a
‘care-paradox’in which family caregivers often invest to care for
the person with HD above taking care of their own health, but
this subsequently highly affects their ability to provide good
quality and continuous care.

Challenges HD caregivers face in daily life

Several challenges were mentioned when caring for a person
with HD. These challenges cause a high burden on informal
caregivers and a continuous search to cope with them.

Lack of HD awareness in society. It was described that the
obscurity and lack of awareness about the existence of HD
seriously impacted caregivers. Others have no idea what the
disease entails, participants said. Caregivers experience
misunderstandings from friends, peopleintheirneighborhood,
colleagues at work, healthcare professionals such as the
general practitioner, or agencies such as Social Services. These
misunderstandings can lead to preconceptions.

‘It's pure ignorance that people don't recognize it. That is why you often
hear preconceptions. When my wife is shopping, she gets comments
that she is drunk early in the day. — Caregiver of his wife with HD

"Your colleagues at work must acknowledge your role as a caregiver, so
they understand your tasks outside work. There is simply no under-
standing of that in my workplace. Not at all! - Caregiver of his wife
with HD

‘They always have to explain, explain, and explain. People have no
idea at all. Caregivers already have a lot to take, and in addition to
that, they must constantly explain. That takes an incredible amount of
energy! - Social worker

Feelings of loneliness. Limited knowledge about HD and
misunderstanding from the outside world can lead to feelings
of loneliness among caregivers. Experiencing these feelings
can also be related to other causes or circumstances. For

example, it was stated several times that changes in
relationships, specifically changes in roles, lead to feelings of
loneliness in caregivers.

‘You often see the looks of people around you. My wife doesn't realize
that, but to me, it comes across as harsh and negative; it makes me feel
lonely. - Caregiver of his wife with HD

‘I recognize the loneliness that -name of another caregiver- is talking
about. The entire process takes a long time, and you don’t want to bur-
den others with your grief all the time. Consequently, you postpone
sharing your feelings.’ - Caregiver of her husband with HD

Furthermore, multiple caregivers mentioned that their social
contacts declined over the past few years. This may be because
they limit contact with others to avoid crowded situations for
their loved one with HD or because their friends are less likely
to contact them due to the changes in the person with HD.

‘I think friends feel restrained to seek contact. This can be due to the
circumstances and that my partner is now seen as a patient. They may
no longer see him as a full-fledged person in a group of friends. -
Caregiver of his husband with HD

Taboo and shame. Taboo and shame influence how caregivers talk
about their situation, especially for migrant caregivers. They
reported that their cultural background causes fear and secrecy
around HD. This can lead to social isolation.

‘There is a sort of pressure of social isolation, which makes it very diffi-
cult to talk about HD openly. It is seen as something scary. Because HD
is so complicated and affects many aspects of life, it is hard to discuss
it in our closed Turkish community. Four out of seven children in our
family have HD, but it was never talked about: - Caregiver of her sister
with HD

‘It has to do with the atmosphere in the family. People don’t want to
face it, or it is taboo to talk about it” - Psychologist

It was also reported that caregivers of an older generation
experience feelings of shame and that this was less experienced
by the younger generation.

‘My mother-in-law has always felt much shame. She was ashamed of
her husband. That's why she couldn't talk about it with anyone. She
put everything away.’ - Caregiver of her husband with HD

Concerns about heredity. Respondents described various
concerns and associated dilemmas related to the inheritance of
HD. For example, they find it difficult to decide whether to
perform a genetic test and, if yes, when to do it. Caregivers often
hesitate between knowing the result of the genetic test or not,
living with certainty or uncertainty. Although, they mention
that knowing the result also raises uncertainties. Making these
decisions and worrying about heredity is perceived as a
psychological burden.

‘At first, she chose not to perform a genetic test. | think it would have
caused a great psychological burden. However, 2,5 years ago my wife
had herself tested, so psychologically it remains a struggle and it
changes how you think about it - Caregiver of his wife with HD

Whether genetic testing had not yet been performed or
people tested positive, caregivers were alert to notice possible



symptoms and felt uncertain if and when the disease would
manifest.

‘At first, she didn’t want to do a genetic test so she could live a normal
life by the grace of the unknown. We agreed that if | suspected some-
thing, | would tell her. However, | made excuses for not seeing it, but
eventually, | came to the point where | thought this is not right. She got
tested and my suspicions were confirmed! - Caregiver of his wife with
HD

Additionally, a 50% chance of inheriting HD to your children
can complicate the decision to have children. Caregivers experi-
ence uncertainties whether they should have a child or not. It is
pleasant that the medical world has progressed so far that, for
example, in vitro fertilization (IVF) with preimplantation genetic
testing (PGT) is possible. Healthcare professionals stressed the
importance of making caregivers aware of these options.

‘The process of getting tested and then waiting for the results is very
difficult. [...]. Eventually, my husband and | decided to have a second
child even after receiving a positive HD genetic test for my husband.
Some people responded how we could do that. - Caregiver of her
husband with HD

Concerns about children. Living with a person with HD affects
the entire family, including children. Caregivers reported that
itis sometimes hard to talk to their children about HD, because
they don’t want to hurt them and feel they need to protect
them.

‘I notice that fear holds me back, so | do not talk to our children. | don't
want to hurt them, but in the end, that is inevitable! - Caregiver of her
husband and child with HD

‘My mother didn’t want to project her worries on us just because she is
the mother. She wanted to keep the roles that way. Whereas we as chil-
dren, we are adults too, and we have already seen that she had difficul-
ties and problems in coping with my father, but she did not discuss
that, while we wanted to carry the worries with her.' - Caregiver of her
father with HD

Although caregivers and healthcare professionals would
recommend communicating openly about the disease, it can
be confronting for children or they show poor bonding with
their parents. At the same time, they worry about the genetic
implications of HD for themselves. Families that are under high
pressure of HD can sometimes fall apart.

‘Children can doubt whether the disease also affects them, making it
difficult to confront their parent. It is also influenced by what symp-
toms there are, but if their parent for example shows aggressive or
violent behavior, it can be very intense for them! - Social worker

‘Sometimes children or other family members gradually lose contact
with each other as the disease progresses. This can happen for vari-
ous reasons, for example due to poor attachment between the child
and the sick parent or avoiding confrontation if severe symptoms
arise.

A continuous search to cope with HD symptoms.The symptoms
displayed by the person with HD also pose challenges for the
caregivers involved. They must figure out how to cope with
and respond to their loved one. Symptoms that caregivers
encounter in daily life include loss of empathy, lack of initiative,
changes in personality, introversion, perseverative behaviors,
lack of disease insight, changes in mood, uncontrolled
movements, or outbursts of anger.
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'He processes all information slower, and sometimes he talks about
things from the day before and if| don’t know what he means he takes
it out on me. [...] Due to the changes in his personality or when he is
feeling stressed, he can say hurtful things. That's also something you
must deal with.' - Caregiver of her husband with HD

Furthermore, it was highlighted that the diversity in clinical
manifestations of the disease is large. How a person copes with
the situation remains individual, so caregivers must find a way
that works best for them. As symptoms increase and symptoms
worsen over the years, care requires a high degree of
adaptability.

Facilitators in coping with HD
Several factors were mentioned that facilitate the caregiving
process and its associated challenges.

Openness and talking in an early phase. One of the main topics
discussed was the benefits of being open about the situation
and talking about HD. It stimulates understanding and support
from others, creates a greater chance of maintaining social
contacts, and reduces prejudice. Raising more awareness
about HD stimulates acknowledgment from others about the
role of a caregiver and what the disease entails. This will also
facilitate communication with colleagues at work or
organizations such as Social Services. Moreover, talking with
children or other family members is crucial to continue
providing care for the person with HD.

‘Always try to discuss things with your partner, but also with your chil-
dren. Be open about how he sees things, his wishes, or his thoughts.
You must talk about that, no matter how hard that may be, but you
have to do it. It makes you feel like you have more control.’ - Caregiver
of her husband with HD

‘We have always been very open to everyone from the start. Everyone
should know what is going on instead of giving him a weird look like
he is under the influence of something. [...]. The more people know,
the better they can help and understand' - Caregiver of her husband
with HD

Caregivers and healthcare professionals emphasized the
importance of talking with each other in an early phase; as soon
as the first changes become noticeable or, if possible, while the
person is still healthy. This will lower the threshold of asking for
support at a later stage and will also reduce the chance of claim-
ing behavior in the future of the person with HD, because more
people are aware of and involved in the situation. Sensitive
topics are also important to discuss, such as dealing with certain
symptoms (e.g. aggressive behavior), medication use, daycare,
or admission to a nursing home.

‘One of my clients told me she had benefited from talking to her hus-
band at a very early stage about things that could happen and how
her husband thinks about that. For example, about medication use or
what to do if the burden of caregiving becomes too much. Now she
feels supported, she wrote those things down. Those remain difficult
subjects, but luckily it helped her. - Psychologist

Most caregivers felt a need to share experiences and wanted
to encourage peer support. Hearing the stories of others creates
recognition and makes them feel like they are not alone.
Discussing things with people who were going through the
same was of added value to them, especially if they experienced
much trouble coping with things. The different HD stages and
the wide range of symptoms are experienced as both an



6 (& M.M.J.DAEMENETAL.

advantage and a disadvantage in peer support, because the
experiences of others may not apply to their situation, or may
be confronting to hear.

‘People are in all kinds of stages of the disease. Some people just
received the diagnosis and others have already lost their partner. That
is very confronting, but it helps to see how others cope with certain
things and what their experiences are. For me, that is of added value to
hear.’ - Caregiver of her husband with HD

External support. It is crucial to receive external support from
the social network and healthcare professionals. Support from
family members or friends, and professionals from facilities
such as daycare, were mentioned as a long-term need to
ensure continuity of care. The importance of help with
regulatory matters, such as arranging things with work or
finances, was also mentioned.

‘Subconsciously, you take on many responsibilities. | took over many
tasks for my sister, such as arranging appointments, administration,
letters, and calling people. You must hand those things over, it is too
much to do it on your own.’ - Caregiver of her sister with HD

However, caregivers point out that they sometimes have
difficulty handing over care or consulting professional support.
Several caregivers felt it was a failure to ask for help. Furthermore,
entrusting caregiving to someone else can be uncomfortable
because no one else knows their loved one better than they do.
Another reason was the unfamiliarity with what kind of support
was available or who to ask.

‘I'm worried and wondering what will happen if 'm not there with him.
I know my husband better than anyone and how to approach him. It is
difficult to involve someone else to take over from me for an afternoon
or aday.’ - Caregiver for his husband with HD

‘I was often unaware of the support available or what kind of support
would be helpful for me. If you don’t know that, then you also don't
know what to ask for.’ - Caregiver of her husband with HD

Moments of rest and a clear structure. Getting enough rest, a
daily structure, and a clear schedule helps in caring for a
person with HD. It is also important to schedule moments of
rest during the day to allow the person with HD to recharge
their batteries. When persons with HD experience mood
swings or irritability, caregivers notice that it may be due to a
lack of rest or because they miss a certain feeling of safety.

“To meit s very clear whether my wife gets enough rest. In the morning,
she is already a bit behind. If she has been very active, we plan a
moment of rest after lunch, which works very nicely. We both experi-
ence problems if we don't schedule that." - Caregiver of his wife with
HD

'He is looking for a sense of safety in different situations, for example if
he must go to the care farm or if people come over. If things stay the
same for him, it is also easier for me as the caregiver. - Caregiver of
her husband with HD

Support needs

Various themes were mentioned in relation to what topics
would need to be included in a tailored support program for
HD caregivers. For example, caregivers preferred to gain insight
into their own behavior and how this could influence the person
with HD. Furthermore, how to cope with the HD symptoms,

combining work and care, concerns about heredity, and conse-
quences for children were mentioned. Attention should also be
paid to the pre-diagnostic phase and the phase toward admis-
sion to a nursing home. Caregivers and healthcare professionals
agreed that support should also be aimed at providing help
with regulatory matters and making decisions for the future,
such as regarding the disposition of property upon death or
euthanasia.

‘He is no longer the person | was once married to. It is important to
receive support on how to cope with a changing partner as this is very
relevant for most caregivers! - Caregivers of her husband with HD

‘Combining work and care is often an undisputed topic. I've experi-
enced several barriers to discussing things with my employer, so it
would be very helpful to receive support or hear about experiences
from others. - Caregiver of his wife with HD

Given that circumstances and HD symptoms can vary a lot
between individuals, the importance of tailored support was
emphasized several times. Multiple caregivers preferred online
support because it saves time and is easily accessible. However,
they do not want it to replace personal contacts entirely. They
would like to have the possibility to rely on someone and ask
questions if necessary.

‘I like it when support is offered digitally. Otherwise, you have to go
somewhere, and then you lose much time. [...]. All tips from others are
very welcome to make the caregiving process going as well as possi-
ble." - Caregiver of her husband with HD

‘Support is often organized during working hours. Having something
online makes it easier for me to combine it with work and care respon-
sibilities. (...).  would like to receive tips and coaching from someone
with knowledge and experience in HD care and helps me incorporate
things into daily practice.’ - Caregiver of his wife with HD

Discussion

To design an HD specific, remote individual support program,
the current study aimed to gain more insight into the experi-
ences in caring for a person with HD. Results showed four main
themes. The first theme is a ‘care-paradox;, meaning caregivers
put their own needs aside to provide good quality care for the
person with HD. However, this in turn affected their ability to
provide good and continuous care. This is in line with findings
from previous research, which showed that as the disease pro-
gressed, the balance between caregiving and meeting own
needs was skewed, resulting in feelings of frustration, caregivers
drastically reducing their own activities, and an increased need
for professional care. They put their own life on hold and
because the caregiving continues day and night, their own
health deteriorates (Parekh et al., 2018; Rething et al,, 2015;
Williams et al., 2009). Also, research on caregivers of people with
other neurodegenerative disorders showed similar results
(Clemmensen et al, 2021; Sullivan & Miller, 2015). Self-
management support aimed at increased control and empow-
erment of the caregiver has already proven to be effective to
help relatives of people with a neurodegenerative disorder to
develop skills to maintain balance in daily life and prevent over-
burdening (Boots et al., 2018; Duits et al., 2021; Huis In Het Veld
et al., 2015). Relatives of persons with HD could also benefit
from such a self-management approach. In that way, the care
paradox can be tackled, enabling caregivers to find a better
balance between caregiving and meeting their own needs in
daily life.



The second emerging theme is the challenges HD caregivers
face in daily life. Several challenges were mentioned, such as
the lack of HD awareness in society, feelings of loneliness, and
taboo and shame. The lack of awareness and comprehension
have been documented in HD and across other relatively rare
neurodegenerative disorders before, such as frontotemporal
dementia (Bruinsma et al., 2022; Roscoe et al., 2009; Williams
et al, 2012). Furthermore, many family members avoided
talking about HD which enhanced secrecy and increased feel-
ings of loneliness. This has also been described in previous
research among HD caregivers (Aubeeluck et al., 2012;
Aubeeluck & Buchanan, 2006; Lowit & Van Teijlingen, 2005). The
prevailing taboo and stigma surrounding neurodegenerative
disorders could play a role and impede understanding and
openness (Herrmann et al., 2018). However, the fact that a per-
son’s cultural background may enhance this taboo and avoid-
ance of talking about HD, as mentioned in our focus groups,
has never been described before. Therefore, more cultural
insight is required to prevent these factors from triggering a
downward spiral in which misunderstanding, closedness, taboo
and loneliness feed off each other.

Furthermore, participants mentioned caregiving often
caused significant changes in roles. This is consistent with find-
ings from previous research on HD, indicating that spouses felt
they needed to take care of‘a child; and children could take over
adult responsibilities, or in some cases, fulfill the role of the pri-
mary caregiver (Rgthing et al., 2014). In line with research on
caregivers of people with dementia, role reversals from a recip-
rocal relationship to a caring relationship are common (Cabote
etal, 2015). HD caused families to fall apart, while others men-
tion it brought the family closer together and gave them a feel-
ing of mastery (Roscoe et al., 2009; Vamos et al., 2007). Paying
attention to these positive aspects could also improve coping
with HD.

Additionally, concerns about the hereditary nature of the
disease were demanding for HD caregivers. Performing a
genetic test has serious psychological burdens, regardless of
the result. Complex and sometimes contradictory motives arise,
such as reducing uncertainty, being well-informed about repro-
ductive choices, guilt toward other family members, or fear of
coping with the future disease (Crozier et al., 2015). People in
other studies reported both positive and negative conse-
guences after completing genetic testing, including relief from
uncertainty and appreciation for the present (Williams et al.,
2010). Non-carriers showed lower levels of hopelessness, while
those who tested positive experience intense distress and
showed an increased risk for depression (Gargiulo et al., 2009).

Furthermore, the diversity in clinical features is extensive and
due to the progressive severity caregivers struggled with a con-
tinuous search to cope with them. Neuropsychiatric symptoms
are significant predictors of quality of life for caregivers in many
neurodegenerative disorders. Previous research shows that
these neuropsychiatric symptoms are often the most distressing
aspects of HD for caregivers (Karttunen et al., 2011; Lillo et al.,
2012; Simpson et al., 2016). Additionally, people with HD being
not aware of their deficits is associated with greater caregiver
burden (Wibawa et al., 2020). Behavioral changes are often hard
to discriminate as symptoms of the disease, as they are usually
not attributed to a neurodegenerative disorder. Symptoms such
as aggressive or agitated behaviors can be misinterpreted, lead-
ing caregivers to believe that the patient is in control of them
(Isik et al., 2019). The impact of neuropsychiatric symptoms in
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HD such as psychosis, obsessive and compulsive symptoms, or
aggressive behavior, is expected to be particularly detrimental
because these symptoms are prevalent and tend to be more
severe in HD than in other neurodegenerative disorders (Leroi
et al,, 2002; Naarding et al., 2001; Paoli et al., 2017). In the
absence of a cure, there is a role for interventions to educate
caregivers how to cope with executive dysfunction and cogni-
tivedecline (Hergert &Cimino, 2021; Lowit &VanTeijlingen, 2005).

The third theme is facilitators in coping with HD. For exam-
ple, creating a clear daily structure, sharing experiences, being
open and talking in an early phase. Having more people aware
of the situation will lower the threshold of asking for help at a
later stage. It is known that a strong social network reduces the
caregiver burden for HD caregivers (Bayen et al, 2023).
According to the current study, receiving social and professional
support was crucial for caregivers. This is consistent with find-
ings that the negative consequences of caregiving are lessened
when caregivers of people with Alzheimer’s dementia or
Parkinson’s disease receive support from family or friends and
use support services (Roland & Chappell, 2019).

The last theme in this study is the needs for support. The
current study is the first to mention that caregivers preferred
anonline support program because it saves time and, according
to them, is easily accessible. Although, they explicitly expressed
that it should not replace personal contacts entirely. Having
someone to turn to with questions was mentioned as an import-
ant aspect of support. The emerging topics to be addressed in
a support program are in many ways similar, and therefore not
new to those in existing research on experiences of HD caregiv-
ers or other neurodegenerative diseases. It, however, substan-
tiates that experiences of caregivers of a person with HD are
representative among different countries. Although, the theme
‘openness about the disease’may need specific care since there
may be cultural differences regarding this topic.

An example of an effective program that uses a blended
approach and focuses on self-management strategies is the
Partner in Balance program. This program has already been
adapted to caregivers of people with dementia and Parkinson’s
disease (Boots et al. 2018; Bruinsma et al. 2021; Duits et al. 2021).
By combining online thematic modules with personalized
coaching, the program has demonstrated its effectiveness in
terms of increased self-efficacy, perceived control and quality
of life compared to usual care (Boots et al. 2018). To make this
program relevant for HD caregivers it will need to be adapted
through co-creation involving caregivers and healthcare pro-
fessionals. Additionally, its usability will have to be investigated.
Our findings hold validity and can serve as valuable themes in
such a support program for caregivers of people with HD.

Clinical implications

Providing accessible and timely care is needed to get the right
information to the right person at the right time. By providing
individual support remotely this will not only facilitate informal
caregivers to receive support but also help healthcare profes-
sionals to easily provide the needed support. Our results pro-
vide a significant and realistic detail of HD caregiver’s
experiences that would inform the provision of various care
models from patient-clinician to a systematic level. Specifically,
for the aim of this study, the results will be used to inform the
decision-making process for the content of a blended care
self-management support program for HD caregivers. A
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blended form combining an online self-management approach
with professional contacts could be a suitable way to meet the
needs of HD caregivers, and to anticipate on geographic barri-
ers. Besides, people feel more motivated to adhere and com-
plete online programs when a healthcare professional is
involved (Wilhelmsen et al. 2013). Such a blended care program
could be provided by social health workers or case managers
working in HD care. Including healthcare professionals can facil-
itate the implementation process as the program could be inte-
grated into existing HD care settings. As such, it presents an
opportunity to continue to support HD caregivers, now and in
the future.

Strengths and limitations

A strength of our study is that we organized online focus groups.
Therefore, geographic and time-bound barriers to participating
in on-site focus groups were excluded. Furthermore, the inclu-
sion of both caregivers and healthcare professionals enriched
the process of exploring different perceptions. It allowed par-
ticipants to share and react on each other’s experiences. Most
of the time, healthcare professionals answered after the care-
givers. Besides that, healthcare professionals could validate the
answers provided by caregivers, they also shared their profes-
sional experiences in what they notice that caregivers encoun-
ter or need support with. This in turn elicited responses and
stimulated interaction between participants. The inclusion of
both perspectives helps to take this into account when devel-
oping and implementing support programs where both target
groups are important in these processes. However, caregivers
may have felt intimidated by others or felt reluctant to openly
share certain sensitive topics in an online group. To address this,
we limited the group size and offered the possibility to share
things afterward via email or individually. Although the study
sample was heterogeneous based on the phases in their care-
giving trajectory, it was mainly spouses who were included. This
impedes generalizability to caregivers other than spouses, such
as adult children or siblings. Although teenagers can also fulfill
the role of the caregiver, they were excluded from this study.
Their needs and wishes for support when growing up with a
parent with HD are expected to differ compared to adults who
are at a different phase of their life. Therefore, their needs will
be addressed in a separate study.

Conclusion

In conclusion, this focus group study showed that, apart from
being open about the disease, most of the experiences in car-
ing for a person with HD are similar as those reported in pre-
vious similar studies and therefore, don’t seem to be bound
by cultural aspects. Our results provide directions for those
developing or providing support, particularly when seeking
a shift from a patient-clinician to a more systematic level.
Specifically, for the current study, the obtained results hold
significant value to be used in developing the content of a
tailored and remote support program for caregivers of people
with HD.
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Appendix A. Semi-structured interview guide

Main topic

Subtopics

Experiences with HD in daily life

Finding balance: maintaining balance
between own activities and
needs, and caring for the person
with HD

Support needs regarding a tailored
support program for caregivers of
people with HD

Caregivers:

+  What has changed in your life since
your loved one is affected with HD

+  What helped or supported you?

Healthcare professionals:

+  What things do you notice that
caregivers struggle with or
encounter daily and would like
support with?

Caregivers:

+ What do you do to stay balanced?

+  What helps you cope with
challenges?

+ Has the way you initially coped with
challenges changed over time?

Healthcare professionals:

+ Do you recognize these answers, or

do you have any additions?

Which themes do you consider

important for a support program for

caregivers of people with HD?

+ Why do you think these are
important?

+ What would you like to know about
this theme?

+  Are there themes missing?

+ Do you have any tips regarding
these themes for (other) caregivers
of people with HD?
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