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Abstract

Targeted screening programs for individuals with an increased risk for cancer have
become increasingly available. Patients with multiple endocrine neoplasia (MEN),
rare genetic conditions associated with the development of tumors in the endocrine
glands, undergo intensive surveillance from an early age. Quantitative research has
shown that patients with MEN experience fear of disease occurrence in themselves
and their family members. However, little is known about the role that intensive,
lifelong screening plays in the lives of individuals. This study investigates the lived
experiences of patients with MEN undergoing regular tumor screening through an
interpretative phenomenological analysis of interviews with 12 patients with MEN1,

MEN2A, or MEN2B syndrome. Four experiential group themes are identified: coming

Medical Center Utrecht, Utrecht, The
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to the foreground/fading into the background, relating to uncertainty, experiencing control,
and familial context. Screening is characterized as an ambiguous experience that brings
MEN to the foreground and may both exacerbate MEN-related uncertainty as well as
provide a sense of control over the disease. The experience of undergoing screening
is strongly influenced by the familial context, as participants care for and are cared
for by family members and understand their disease through familial experiences.
Good care according to patients with MEN includes providing family-centered care,
addressing the impact on daily functioning and the meaning of illness, support in the
interpretation of physical complaints, facilitation of patient experiences of control,

and careful attunement to patient needs within a good doctor-patient relationship.
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lived experience, MEN1, MEN2, multiple endocrine neoplasia, psychosocial, risk perception,
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1 | INTRODUCTION

knowledge. Such targeted screening programs can allow for early
tumor detection and reduce morbidity and mortality. Yet, the

Screening programs for individuals at elevated risk of developing associated social and psychological burden may be considerable.

cancer have become increasingly available due to expanding genetic In rare, familial tumor predisposition syndromes, evidence-based
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weighing of risks against benefits of screening is particularly
challenging. Moreover, there is still a paucity of knowledge regarding
the lived experiences of individuals undergoing lifelong screening
because of a genetic predisposition to tumor development (Heinsen
et al., 2021; Werner-Lin et al., 2022).

MEN syndromes provide an example of the challenges invoked
by a need for lifelong screening. The MEN syndromes are rare, au-
tosomal dominant conditions, associated with the development of
benign and malignant tumors of various endocrine glands. Since the
discovery of the genetic causes of MEN1 and MEN2 in the 1990s,
care for MEN syndromes has improved drastically and intensive sur-
veillance has become the cornerstone of care (de Laat et al., 2018;
Ramundo et al., 2011; van Leeuwaarde et al., 2016). Considering
the high penetrance of MEN syndromes and evidence for improved
survival with regular follow-up, the need for screening is widely
accepted. However, establishing screening guidelines for MEN
is not straightforward (Newey & Newell-Price, 2022; van Treijen
et al., 2018). Robust evidence for the initiation and frequency of
specific investigations is lacking. Increasingly sensitive biochemical
measurements and imaging modalities contribute to the diagnosis
of manifestations at an early stage; yet, this also leads to incidental
findings and a high chance of detection of tumors that may have
an indolent course and do not require any intervention. Risk strat-
ification for some tumor types is challenging; it remains impossible
to prevent all adverse outcomes despite the provision of optimal
care according to current standards. Finally, the economic, psycho-
logical, and social burdens of MEN surveillance have hardly been
investigated.

Quantitative research has shown that patients with MEN ex-
perience fear of disease occurrence, which may relate to expe-
riences with family members who have MEN (Correa et al., 2019;
van Leeuwaarde et al., 2018). Strikingly, patients with MEN1 who
know that they have a (pituitary) tumor report a poorer quality of
life in comparison with patients who are not aware of having a tumor
(van Leeuwaarde et al., 2021). In addition, patients who estimate
their risk of developing a tumor to be higher report more anxiety
(van Leeuwaarde et al., 2018). These findings raise the question
of what constitutes good care for patients with MEN undergoing
surveillance.

Qualitative research can provide insight into patient experiences
in order to optimize screening programs accordingly and develop
adequate supportive care. The available qualitative data on patient
experiences with MEN remains scarce, based on anecdotal evidence
or research conducted over 15years ago (Giarelli, 2003; Grey &
Winter, 2018; Stremsvik et al., 2007). For patients with MEN, being
at risk for tumor growth as a mutation carrier, having a tumor, and
living past treatment for a tumor, as well as being the next of kin of
family members in all of these situations, may occur simultaneously.
This highlights the importance of considering the patient's perspec-
tive in screening programs and providing adequate supportive care.
Therefore, this study aims to describe the lived experiences of un-

dergoing screening for MEN syndromes.
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What is known about this topic

Patients with MEN experience fear of disease occurrence
associated with impaired quality of life, in which the role of

screening remains poorly understood.

What this article adds to the topic

In-depth analysis of patient experiences provides an
understanding of the meaning of screening as a source
of both uncertainty and control in the lives of patients
with MEN, allowing for the development of adequate

supportive care.

1.1 | Further context of MEN screening

The prevalence of MEN1 is estimated to be approximately 3-
20/100.000; the prevalence of MEN2 differs across populations,
with estimates ranging from 13-24 and 1-2/1.000.000 for MEN2A
and MEN2B, respectively (Brandietal., 2021; Mathiesen etal., 2022).

MEN type 1 is characterized principally by primary hyperparathy-
roidism (lifetime prevalence >95%), pituitary adenomas (50%-65%),
and duodenal and pancreatic neuroendocrine tumors (NETs, >80%);
other manifestations include adrenocortical tumors; bronchial, gas-
tric, and thymic NETSs; tumors of the skin, subcutaneous tissue, and
smooth muscle; and breast cancer in female patients (Pieterman
et al., 2021). Many MEN1-associated tumors are benign but may re-
quire resection because of hormone production and/or mass effects;
meanwhile, malignancy, in particular metastases from duodenal and
pancreatic NETs, remains an important cause of death. By age 20 and
40, respectively, 50% and 95% of patients with MEN1 will have de-
veloped at least one disease manifestation (Brandi et al., 2021). For
patients with MEN1, intensive clinical, biochemical, and radiological
surveillance commencing in childhood has become the cornerstone
of care. Screening is recommended from the age of 5years onward; as
no predictions of age-related penetrance based on genotype can be
made, it has not yet been possible to individualize screening programs.

MEN type 2A is associated with very high penetrance of med-
ullary thyroid carcinoma (90%), as well as an increased risk of
pheochromocytoma (20%-50%) and primary hyperparathyroidism
(10%-35%), depending on the underlying RET mutation; MEN type
2B is associated with full penetrance of medullary thyroid carci-
noma (100%), in addition to pheochromocytoma (50%) and cutane-
ous, musculoskeletal, and gastrointestinal manifestations that may
present in infancy (Mathiesen et al., 2022). For MEN2, care consists
of prophylactic thyroidectomy and biochemical surveillance for
subsequent manifestations, initiated depending on the underlying
RET mutation (Mathiesen et al., 2022). Thyroidectomy is often per-
formed before the age of 4years, after which patients require life-

long thyroid hormone replacement therapy.
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2 | METHODS

This study employs interpretative phenomenological analysis (IPA),
a qualitative method of analysis that focuses on how people make
sense of complex life experiences (Smith et al.,, 2022). IPA has
origins in psychology and is theoretically grounded in hermeneutics,
phenomenology, and idiographic approaches. The method is
specifically suited to investigate the similarities and differences
in the lived experiences of individuals who share a complex and
emotionally charged life experience, such as undergoing tumor
screening; IPA has been used successfully in other studies on lived
experiences of cancer (Le Boutillier et al., 2022; Maguire et al., 2014;
McGeechan et al., 2018). We closely followed the recommendations
published by Smith et al. (2022) in the most recent edition of their
guide to IPA. In line with the idiographic approach, which aims to
understand particular phenomena in their particular context, study
samples are selected purposively in IPA. They are typically small
and homogeneous to allow for detailed case-by-case analysis, in
which patterns of convergence and divergence can be understood
in context. Sample size, according to Smith et al. (2022), depends on
“the degree of commitment to the case study level of analysis and
reporting; the richness of individual cases; and the organizational
constraints one is operating under” (p. 46). Accordingly, for the
purposes of this study, we stopped the recruitment at 12 participants.

2.1 | Participants

Twelve Dutch adults undergoing screening for MEN syndromes
were purposively recruited through the Dutch patient advocacy
group (Belangengroep MEN) and the outpatient clinic for Endocrine
Oncology at the UMC Utrecht using an information leaflet. Six
patients with MEN1, four with MEN2A, one with MEN2B, and
one participant receiving follow-up based on family history
were included. Participants represented a variety of age groups,
employment statuses, and diagnosis and disease characteristics, as
summarized in Table 1. Almost all the participants had developed
disease manifestations and undergone MEN-related surgery at the

time of the research.

2.2 | Data collection

Data were collected through semi-structured interviews lasting
approximately 1h. Interviews were conducted by the first author:
a female researcher trained as a medical doctor and care ethicist,
who did not have any current or previous treatment relationship
with the participants. The researcher introduced herself through
a personal letter included in the information leaflet. An interview
guide (Table S1) was used flexibly while leaving space for par-
ticipant deviations. Open-ended questions were asked about life
with MEN in general, screening investigations, physician appoint-
ments, information provision, and unmet needs. In accordance

TABLE 1 Participant characteristics.

Characteristics n

Gender

Male 4

[ee]

Female
Age

<20
20-30
30-40
40-50
50-60
60-70

N N NN W -

Employment status

Working 5

Not working for health-related reasons 2

Student/in school 3

Retired 2
Diagnosis

MEN1 6

MEN2A 4

MEN2B 1

Other® 1
Age at MEN diagnosis

<18years 5

>18years 6

N.A? 1
Type of diagnosis

Index patient 5

Presymptomatic genetic testing &)

N.A.? 1
Previous MEN-related surgery

Yes 11

No 1
Metastasized disease

Yes 2

No 10

20ne participant has not received genetic testing but undergoes
screening based on family history.

with participant preferences, interviews were conducted either live
at the UMC Utrecht or digitally through Microsoft Teams. Eleven
interviews were conducted digitally and one interview was con-
ducted live; reasons for participating digitally included minimizing
the risk of contracting COVID-19 and a preference for participating
from home due to energy considerations. During one interview, the
participant's partner was present at the participant's request; this
participant later confirmed that the interview did represent their
personal views and experiences accurately. All the other interviews
were conducted individually. Interviews were audio-recorded and
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FIGURE 1 Visualization of group experiential themes.

transcribed verbatim. No repeat interviews were carried out, but the
participants were able to contact the researcher in case there was
anything they wanted to share.

2.3 | Data analysis

Data analysis was conducted following the seven phases of Smith's
IPA: (1) immersion in the data of one participant through reading and
rereading; (2) preliminary noting to examine content and language
use on an exploratory level; (3) construction of 20-40 personal ex-
periential statements per interview, reflecting interpretation of the
participant's words; (4) searching for connections and relationships
between these experiential statements; (5) naming and organizing
clusters of experiential statements in personal experiential themes;
(6) subsequent analysis of the following participant according to
these steps; and (7) comparing personal experiential themes and
statements across cases to identify experiential group themes while
maintaining differences (Smith et al., 2022). ATLAS.ti 9 Windows
was used for all stages of the coding process. Data analysis was con-
ducted by the first author; the interpretation of the data and (group)
experiential themes were discussed between the first and third au-
thors, who both had full access to the data.

Member check was carried out by sending all the participants a
narrative summary of their interview as well as an overview of the
four group experiential themes. Nine participants responded, of
which six stated that no changes needed to be made; three partici-
pants responded with minor factual corrections to the description of
the individual interview and/or an additional observation with regard
to differences in care between hospitals. Finally, results were pre-
sented for discussion on the patient organizations' annual contact day.

2.4 | Ethics statement

On March 22, 2022, METC NedMec declared that this research
does not fall under the Dutch Medical Research Involving Human

Subjects Act (WMO). All the participants provided written in-
formed consent after a full written and verbal explanation of the
study and time for consideration. Participants were free to leave
the study at any time for any reason without any consequences.
Confidentiality is preserved through the use of pseudonyms and
the presentation of demographic characteristics at the group
level only.

3 | RESULTS

The lived experiences of 12 patients with MEN syndrome with
regard to screening are characterized by four experiential group
themes: coming to the foreground/fading into the background, relating
to uncertainty, experiencing control, and familial context.

These themes are visualized in relation to each other in Figure 1.
Screening is characterized as an ambiguous experience. On the
one hand, screening brings MEN to the foreground as it provides a
confrontation with uncertainty: about the body, medical care, the
future, and the underlying uncertainty of existence. On the other
hand, screening is described and used as a way to maintain control
over disease, allowing MEN to fade into the background. The familial
context shapes how participants experience having MEN and un-
dergoing screening, as participants are in caring relationships with
family members and understand their disease through these expe-
riences. There is ambiguity in experiences both within and between
the four themes; below, the similarities and differences between the
personal lived experiences are described narratively and through the

use of citations.

3.1 | Theme 1: Coming to the foreground/fading
into the background

Participants experience MEN coming to the foreground and fading
into the background over time. Both screening and life events affect
the dominance of MEN in the participants' lives.
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3.1.1 | 1A. Influence of screening

Many participants describe how having MEN comes to the fore-
ground around (semi-)annual screening visits to the hospital. They
mention, for example, paying more attention to physical complaints,
listing questions for the physician, worrying about possible results,
and feeling uncomfortable during this period. When the appoint-
ments are over again, MEN can temporarily disappear into the back-
ground and take up a smaller place in their thoughts, feelings, and
daily activities. One participant describes hospital visits as ‘peak mo-
ments’ that involve a confrontation with the reality of having MEN:
“IWhen] I go to the MRI or (...) blood test | am very aware that | do
indeed have a disease and that something could be wrong. And then
| allow myself to think about, what if (...) they do find something (...)
that shouldn't be there? (...) The moment | am back in the car to go

home, | feel like | am not a patient anymore, it is over again” (P3).

3.1.2 | 1B.Influence of life events

Life events are described as impacting this temporal movement,
which in turn influences how participants experience undergoing
screening. Several participants describe that MEN comes to the
foreground of their thoughts when they experience illness due to
MEN-related disease manifestations themselves or are confronted
with serious illness or death of loved ones: “[| went] almost whistling
to [the appointments], like, it's fine. And then my sister (...) was not
doing well anymore and that was the first realization that | thought,
oh, you actually don't know what your blood values will be and one
year is not like the next” (P9).

In addition, changed responsibilities bring MEN to the fore. For
example, some participants describe that the desire to have children
or the start of a family influence their experience of undergoing
screening: “l experienced way more tension from [the appointments]
(...) because of becoming a mother and feeling responsible for my
children, because | [had] this fear of, oh, help, my children may soon
have no mother” (P2).

After a period in which MEN is in the foreground, MEN may also
disappear into the background. Some participants experience that
the impact of MEN decreases with time after surgery or after a long
period of stable results, which may affect their perception of screen-
ing: “I've been stable for so long that a higher result is not immedi-
ately (...) a drama to me, it's just like, well, a little higher this year”
(P8). Other participants describe the fading into the background of
MEN more as an active process, in which they have learned to de-
crease the impact of the disease: “I've learned to keep it in the back-
ground, to not let it be the biggest thing in my life, so to speak” (P10).

3.2 | Theme 2: Relating to insecurity

Screening may contribute to experiences of insecurity due to
confrontation with the risk of MEN-related illness. Participants

describe different sources of insecurity: the body, medical care,
and the future. Some participants cope with their experiences of

insecurity by relating to the underlying uncertainty of existence.

3.21 | 2A.Thebody

Patients report the experience of an unreliable body that
cannot simply be trusted. This uncertainty manifests itself in
worrying about the body, a loss of trust, and a vigilant attitude.
Several participants describe fear when they experience physical
complaints. Because MEN-related tumors can cause various
and nonspecific symptoms, any physical sensation may raise the
question of whether it could be related to MEN: “Someone else
might think, | have slept badly or something, but (...) with me there
might be something really wrong” (P2). This is associated with an
awareness of tumor risk and an absence of trust in the functioning
of one's body: “At any moment, your body may just make a switch
[snaps fingers] in one of your organs and it goes wrong again”
(P11).

The experience of an uncertain body is also expressed in an ac-
tive attitude of vigilance. Many participants pay close attention to
changes they notice in their bodies as potential symptoms of MEN-
related tumors: “I usually make that link when | feel agitated, (...) be-
cause that is often a symptom” (P7). Some participants monitor their
health using, for example, blood pressure monitors or additional
medical check-ups: “If I'm tired, | think, let's keep an eye on it, right?
What kind of fatigue is it? What other symptoms do | notice? Oh,
maybe I'll have my thyroid rechecked” (P9).

Several participants mention situations in which insecurity about
their body was exacerbated by screening or other healthcare situa-
tions. Waiting - specifically in the waiting room at the hospital, but
also the longer periods of waiting for follow-up tests or treatments
- is described by multiple participants as reinforcing feelings of in-
security. Others describe being confronted with their dysfunctional
body when something goes wrong during hospitalization, for exam-
ple, when medication is not delivered on time or nurses are not avail-
able: “It's the frustration that your body doesn't do what you want.
Yeah, well, then when all kinds of things get added on, it adds up.”
(P6). It is important to participants that healthcare workers recog-
nize the position of uncertainty and vulnerability they are in: “As a
patient, you feel a little vulnerable, at least in my case. You want to
be understood” (P11).

3.2.2 | 2B.Medical care

Undergoing screening is complicated by the experience of medical
care as uncertain, as MEN is rare and remains not fully understood.
Participants experience that information, diagnostic tests, and
treatments change over time: “[Now] we are going to operate if a
tumor (...) gets bigger than two centimeters, (...), and three years
ago it was three centimeters, then I'm like, okay, nice discussion,
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am | going to participate in that?” (P1). On the one hand, they
hope that care will (further) improve in the future through scien-
tific research; on the other hand, awareness of the uncertainty
and variability of medical care may be challenging when treatment
decisions must be made. Getting conflicting information, at vari-
ous times or from different healthcare providers, can be a source
of insecurity. Some participants report a ‘what if’ feeling when a
certain study or treatment that became standard practice later
had not been performed in the past, followed by a poor outcome:
“Over the [years] we have been misled many, many times. Yes, |
think that is really part of (...) MEN, that you don't really know
where you stand, one time you walk this path, and the other time
you walk another path. Yeah, it might be because it's still all new,
huh?” (P8). Other participants describe a lack of trust in healthcare
professionals following errors in the medical care for themselves
or their relatives. For example, one participant describes how the
pressure to watch over care to avoid medical errors adds to pre-
existing distress: “You already have other things actually on your
mind than to keep going after things like that, so to speak, (...) you

really have to watch over your own body” (P7).

3.2.3 | 2C.The future

Participants relate to the risk of certain disease manifestations
in the future, such as the occurrence of metastasis or the need
for invasive surgery, for example, removal of the adrenal glands.
Through screening examinations, several participants are aware of
tumors in their bodies, which do not currently require treatment,
but may do so in the future: “You know it's there and every time (...)
it seems to get a few centimeters closer and maybe that's putting
it too strongly, but you get a bit of an oppressive feeling of oh yes,
now it's bigger again, eh? What's it going to mean, the next surgery,
huh? I'm already in bad health” (P4). Having an uncertain future
perspective makes participants experience life differently compared
to others and weighs into the life choices that participants make,
for example, when it comes to moving houses, moving abroad for
work, traveling, or having children. Sometimes, previous pursuits
are no longer possible, leading to experiences of loss. At the same
time, the uncertain future motivates participants to enjoy the life
that is currently there. Several participants describe gratitude for
and happiness brought by relationships with others and increased
enjoyment of activities they can participate in: “Ever since, after
every result, no matter what kind, like you only have one week left

to live or whatever, but we always go out to eat. We enjoy life” (P7).

3.2.4 | 2D. Existence

Various participants discuss the insecurity they experience in
relation to the uncertainty that is fundamental to human existence:
“Some situations in your life, they happen to you. Some people
are unlucky, and some people are lucky” (P1). This may serve as a

Counselors

way of coping by putting things into perspective. For example,
one participant describes not wanting to give too much weight to
having MEN: “Look, the people around me who don't have MEN are
all going to die one day too (...) Should | experience life differently
because | happen to have something which | am sure that will go
wrong one day?” (P5).

3.3 | Theme 3: Experiencing control

In contrast to the experiences of insecurity described above,
screening may also contribute to experiences of control. Control
over disease, over one's own body, and over one's life are identified

as central themes in participants' lived experiences.

3.3.1 | 3A. Control over disease

Both results of specific examinations and participationin screeningin
general can provide a sense of control over the disease. Undergoing
an examination, such as a scan or taking blood samples, can provide
a sense of security: “It gives me a lot of peace of mind that even
if | don't feel my symptoms, | can always take blood samples,
so | can always check if it's okay” (P3). Receiving a result gives a
temporary perspective, allowing worries about MEN to fade into the
background.

In addition, many participants experience participating in the
screening program as a whole as a way of having control over their
disease. Even with a negative outcome, such as the detection of a
new tumor, screening can offer an experience of control: some
participants describe that this knowledge gives them ‘preparation
time’ for eventual surgery; for others, it helps to know that imme-
diate action will be taken if needed. In this way, screening increases
the chances of not becoming ill; being under surveillance in a hospi-
tal thus evokes trust: “That's what | use (...) to calm down: (...) | get
checked so often, if there is something [wrong], then we have the
time to do something” (P11).

3.3.2 | 3B. Control over the body

All participants strongly value experiencing control over their bodies
in some way; this is expressed in relation to counseling, disease
management, and lifestyle choices.

Several participants highlight the importance of control over
medical and genetic information. This is described both in the con-
text of having the right to know (“It's my body and | want to know
what they observe and what that means” (P5)) and the right not to
know (“It's important that [the doctors] check every time to see if
you want to [receive genetic testing] and why (...) but it's also import-
ant that they remain neutral, without pushing [you]” (P12)).

Control over one's body also manifests relating to the manage-
ment of disease manifestations. Most participants describe that it is
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important to them to have a say in decision-making about medica-
tion use, surgery, and/or scheduling of follow-up appointments: “[If]
| do have control over, when something happens to my body, how |
want to solve it, | still have the idea that | have a kind of power over
my own illness” (P3).

Finally, multiple participants mention lifestyle choices as a way
to maintain control over one's body, for example through managing
one's diet, physical activity, and rest: “The life | lead now | can only
lead because | am incredibly strict in what | do” (P6). One individual
participant describes a sense of control through the possibility of a
self-chosen end of life in case of severe disease manifestations: “I
have also been able to obtain a quantity of [toxic agent] in a certain
way (...) That gives me a lot of peace of mind” (P1).

It is important to the participants that healthcare is provided in a
way that allows for their own ways of experiencing control. In practice,
this means that hospital appointments are scheduled in accordance
with one's daily schedule and that self-management of medication is
continued during hospitalization, for example. Moreover, the manner
in which participants are approached by health care providers is ex-
perienced as significant: “Medically trained | am of course not equal
to the doctor, but as a human being | felt that | was approached as an

equal (...) I'm not an expert, but | do know my own body” (P5).

3.3.3 | 3C. Control over the impact on one's life

Several participants control the impact of MEN on their lives in their
handling of screening and their handling of social interactions.

As opposed to the active role in controlling one's disease as
described above, a few participants describe distancing to allevi-
ate the burden of screening, for example, by not looking into their
online medical file or minimizing the information they look up re-
garding their disease; “I try to hold off as much as possible (...) I've
had enough misery already. | trust this doctor, I've been with him
for so many years, right? If he says, we'll do an MRI of that, we'll do
an MRI” (P4). Other participants report that they control the impact
of MEN in the way they discuss their disease in social interactions:
“[My disease] does determine my life in a certain sense and limits my
going out, but that doesn't necessarily have to [limit] quality [of life],
so | try to radiate that to those around me, that my life has so much
quality, so don't worry about me” (P5).

3.4 | Theme 4: Familial context

For many participants, having MEN plays a role in their family
relationships; conversely, the way family members deal with MEN
influences how participants themselves experience and understand
MEN. As such, the familial context shapes both experiences of
uncertainty and control and influences the extent to which MEN
comes to the foreground in an individual's experiences. The familial
context is expressed in relation to caring for and about family and
understanding illness through the family.

3.4.1 | 4A. Caring for and about family

Often, family members have an active involvement in each other's
care, including emotional support, practical support such as assisting
in contacts with health care providers, and concrete physical acts
of care. Many participants experience contact with family members
who also have MEN as valuable, as outsiders frequently do not
understand what having MEN entails: “My mother is going through
the same process, (...) undergoing the same operations, taking the
same medications et cetera, so you can support each other very
well” (P4). For some participants, concerns about family members
are more important than one's own health. Feelings of guilt around
passing on the disease are described as well: “My grandmother does
feel a little guilty, actually, because she is the beginning of MEN in
the family” (P12).

In addition to concerns for existing family members, participants
describe care for potential children to whom they might pass on
MEN. In addition to the decision to have children and whether to
use pre-implantation genetic diagnosis, considerations also involve
the way in which participants deal with their condition as parents:
“l also wouldn't [want], when | have children later on, and they have
MEN (...), that they have some kind of example from me of, you just
have to run and fly and you're never allowed to think about what
impact it has” (P9).

3.4.2 | 4B.Understanding illness through the family

The familial context also plays a role in how MEN is understood
and experienced. First, familial experiences influence the emotional
impact of having MEN and undergoing screening: “Before | was
twelve, | went to maybe six, seven funerals, so that also does
something in my head probably, that (...) sometimes | can react very
heavily to something when actually it might not even be that bad”
(P4).

Second, the way family members relate to having MEN and un-
dergoing screening is often shared in families. Several participants
describe being raised with a certain attitude through the way MEN
was discussed or handled in the family. For example, one participant
explains: “My grandfather grew [old] with this, (...) so we were raised
with the idea of, developments go on, if you just have regular check-
ups, they'll catch it in time, so you can grow old with it just fine” (P2).
Another participant describes the feeling of having to stand up for
oneself as acquired from parental experiences: “My parents [fought]
for a very long time until they finally knew what | had. And | think |
took that over a little bit (...) that you have to make yourself heard
because otherwise, it can just end badly.” (Pé).

Finally, participants often compare themselves to other family
members with MEN when it comes to, for example, receiving the
diagnosis, the course of an operation, or the chances of developing
serious illness. These comparisons may both increase and decrease
worries about one's own health. For some, confrontation with illness

of family members results in awareness of the risk of developing
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disease manifestations themselves: “My sister was quite young
[when she developed a tumor], much younger than my grandmother
and mother. So, at the time (...), | was like, this can also happen to me”
(P12). On the other hand, there are also participants for whom their
own illness has considerably less impact in relation to the iliness of a
loved one: “[My lab result] doesn't mean anything anymore because

you can see it in proportion, right?” (P8).

4 | DISCUSSION

This study describes lived experiences of undergoing screening
for MEN syndromes through an IPA of interviews with 12 patients
with MEN in The Netherlands. Four experiential group themes
are described: coming to the foreground/fading into the background,
relating to uncertainty, experiencing control, and familial context.
Overall, this study highlights the complex and nuanced ways in
which individuals experience tumor screening. Recommendations
for supportive care for individuals undergoing MEN screening, in line
with these lived experiences, are described in Table 2.

Participants' experiences in our study differ from those in ex-
isting qualitative studies on the MEN population in some respects,
possibly due to the increasing availability of genetic testing and
changes in screening technologies. Giarelli's (2003) study on 12
patients with MEN2A in the United States described experiences
with surveillance as rhythmic and repetitive, with similar themes
including vigilance over one's and family members' bodies and ne-
gotiating control over the disease. However, the genetic nature
of MEN2A was absent from patient narratives (Giarelli, 2003).
Strgmsvik et al. (2007) described the experiences of 29 Swedish
patients with MEN1, which partly align with our findings, such as
uncertainty about the future, coming to terms with the condition,
and the impact of MEN on daily activities. The familial context
was not as prominent in their study, potentially due to the study
population and timeframe: only 22% of patients were mutation-
positive and 31% were aged <50years (Strgmsvik et al., 2007). In
our study, the majority of participants are under 50years old and
half of them commenced screening as minors, in line with current-
day clinical practice with presymptomatic screening from early
childhood as the cornerstone of care.

The temporal movement in the lived experiences of our partici-
pants reflects the rhythmic movement of threat coming to the fore
and then being reintegrated into participants' daily lives, as described

by Giarelli (2003). Previous quantitative research on patients with

TABLE 2 Recommendations for good care for patients with
MEN undergoing surveillance.
1. Providing family-centered care
2. Addressing the impact on daily functioning and meaning of illness
3. Supporting patients in interpreting symptoms
4. Facilitating patient experiences of control

5. Establishing a positive doctor-patient relationship

Counselors

MEN has suggested that patients tend to employ cognitive avoid-
ance as a coping mechanism, as reflected by high scores on measures
of this strategy, which may indicate a preference to avoid thinking
or talking about the disease outside of medical settings (Correa
et al., 2019; Rodrigues et al., 2017). In our study, experiences of in-
security bring MEN to the forefront of participants' thoughts and
feelings, while experiences of control provide a foothold for MEN
to fade into the background. As such, this study extends upon the
description of ‘surveillance life’ by Heinsen et al. (2021) in healthy
mutation carriers with Lynch syndrome: the relevance of ‘living with
chronic risk’ fluctuates throughout life, creating ‘genetically at risk’
chronicities that take form as individuals come to terms with a dis-
ease that possibly awaits them. As opposed to these healthy mu-
tation carriers, nearly all the participants in the current study had
already developed disease manifestations and underwent surgery
for MEN-related tumors. In this context, the experience of living
with risk in MEN syndromes is shaped by both the nature and con-
sequences of the medical condition itself, as well as individual and
family experiences of illness.

The lived experiences show that screening may evoke both
feelings of insecurity and control. The feelings of insecurity may
explain the high level of fear of disease occurrence measured in
Dutch patients with MEN1, particularly in those who already devel-
oped a higher number of disease manifestations (van Leeuwaarde
et al., 2018). Our participants describe the body, the future, and
medical care as sources of insecurity. This finding reflects previous
phenomenological accounts of severe or chronic illness leading to
bodily doubt, including a loss of faith in one's body (Carel, 2013). The
diffuse tumor risk in MEN makes the entire body subject to scru-
tiny, similar to what has been described in patients with Li-Fraumeni
syndrome (Werner-Lin et al., 2022). Previous qualitative research
suggests that medical technology, such as surveillance imaging, may
exacerbate insecurity by objectifying the body and making it feel
fragmented (Griffiths et al., 2010; Reventlow et al., 2006; Werner-
Lin et al., 2022). For example, technical information from osteopo-
rosis scans and mammograms was described to lead to uncertainty
rather than empowerment and to decrease attention to lived bodily
experiences (Griffiths et al., 2010; Reventlow et al., 2006). These
findings underline the importance of supporting patients with MEN
in interpreting any symptoms they may experience; adequate infor-
mation provision about screening results, without ignoring the pa-
tients' own experience of symptoms; and careful attention to the
impact on daily functioning and meaning of illness, with additional
psychosocial support if necessary.

In contrast to exacerbating insecurity, screening was shown to
offer a sense of grip in our study. Participants believe it is important
to be well-informed and allowed to make decisions about their bod-
ies. Gaining a sense of control over disease through screening may
relate to ‘fighting spirit’, which has been described as a prominent
coping mechanism in patients with MEN2 and is associated with ad-
herence to investigational procedures (Correa et al., 2019; Rodrigues
et al., 2017). A broader notion of ‘being in control’ over one's life and
situation is described by Heinsen et al. (2021) in individuals with
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Lynch syndrome undergoing regular colonoscopies. Participants em-
ployed coping strategies ranging from positive attitudes to avoidance
to facilitate living with chronic risk of cancer; where screening pro-
vides an ambiguous sense of control, some participants attempted
to maintain agency by exerting influence on specific aspects of the
screening procedures (Heinsen et al., 2021). In our study, this sense
of ‘being in control’ is described in relation to genetic counseling,
disease management, lifestyle choices, and coping strategies. As
maintaining control provides a foothold for MEN to fade into the
background, patient experiences of control should be facilitated.
The close interrelationship of participant experiences of screening
with the familial context substantiates previous quantitative research
on MEN1 that demonstrated that patients experience more fear of
disease occurrence for their family members than for themselves
(van Leeuwaarde et al., 2018). Our study finds that families develop
specific ways of relating to having MEN, bearing the risk of tumor
growth, and undergoing screening, which carry over to the individual
patient. This is in line with previous qualitative research describing
how disease-specific knowledge develops in families with various
other inherited disorders (Jenkins et al., 2013; Kasparian et al., 2015;
Petersen et al., 2014; Werner-Lin et al., 2022, Wilsnack et al., 2021).
Wilsnack et al. (2021) discuss these findings in light of social identity
theory: families living with Li-Fraumeni syndrome derived a sense of
group identity through sharing of disease experiences, in which fam-
ily identity may serve as a buffer to mediate distress. Kasparian et al.
(2015), however, highlight that the impact of Von Hippel-Lindau dis-
ease on family functioning and relationships varies between families,
in which both strengthened bonds and distancing due to isolation,
grief, and guilt are described. Taken together, these studies point
to the importance of the familial context as a support system, as a
source of emotional distress, and as shaping disease knowledge and

attitudes, supporting the need for family-centered care.

4.1 | Study limitations and recommendations for
future research

This study provides a detailed account of the experiences of a small
group of Dutch adults undergoing screening for MEN syndrome.
The in-depth interviews focused on screening, case-by-case analysis
of individual experiences, and relative homogeneity of our partici-
pants contribute to the information power of this study (Malterud
et al., 2016). However, several characteristics of our study popu-
lation need to be considered to assess the transferability to other
contexts. Our recruitment strategy resulted in a group of involved
participants, who all underwent regular surveillance in academic hos-
pitals and of whom a majority was a member of the patient advocacy
group. The textual, Dutch-language and partly digital recruitment
and data collection may have excluded patients with low literacy or
from minority populations. As such, the study participants may not
be representative of the MEN patient population as a whole.
Nearly, all the participants had developed disease manifesta-
tions and had undergone MEN-related surgery at the time of the

interview. The transferability of findings to the group of young mu-
tation carriers who have not yet developed clinical manifestations
may be limited. Follow-up research that pays attention to the expe-
riences of children and teenagers may contribute to better support-
ive care for families in which one or multiple child(ren) have MEN
syndrome.

Moreover, the close interconnectedness between patients with
MEN and their families underpins the relevance of both individu-
al- and family-focused research; it would be relevant to extend the
concept of Family Quality of Life (FQoL) to MEN and other familial
tumor predisposition syndromes (Boelsma et al., 2017).

The use of video interviews may have limited observation of be-
havior and body language. In future studies, observations such as
shadowing may allow for the inclusion of participants for whom ver-
balizing their experience is not easy and provide further insights into
patients' lived experiences (van der Meide et al., 2013).

Finally, through the focus on patient experiences, the perspec-
tives of physicians and the impact of physician-patient interactions
remain out of view, whereas care occurs in the interaction between
caregiver and care receiver. Drawing on the themes that character-
ize screening for patients, it would be of interest to examine how
clinicians deal with uncertainty, as well as how physician attitudes
and behaviors influence decision-making in MEN care (Heath, 2014).

4.2 | Practice implications

Family-centered care can be provided by acknowledging the impact
of both family experiences on the individual patient and the patient's
illness on their relatives, and by considering family preferences in
assigning physicians and scheduling appointments. An unmet need
for psychological and social support can be met by involving, for ex-
ample, medical social workers, nursing specialists, spiritual caregiv-
ers, or medical psychologists. Such care is complementary to, but
not a replacement for, attention to the lived experience by the pri-
mary caregiver. Research into oncologist communication shows that
simple conversational techniques can create space for the patient's
lived experience, such as making eye contact and confirming or ver-
balizing the patient's experience (van Meurs et al., 2022). To provide
support in interpreting physical symptoms, it is recommended to es-
tablish a clear, low-threshold point of contact in case of questions,
such as a specialized nurse; to allow for communication between the
primary physician and other involved (primary care) physicians; and
to pay careful attention to seemingly medically irrelevant problems
in consultations. Patient experiences of control could be facilitated
through shared decision-making and documenting management de-
cisions made by the patient and their primary physician in the patient
file in case of (planned) admissions. Establishing a positive doctor-
patient relationship is a prerequisite for implementing all afore-
mentioned recommendations. This relationship enables healthcare
providers to tailor information and decision-making to align with
patient preferences, as well as facilitate open discussions about the
emotional and social consequences of having MEN for the individual
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and their family. Physical appointments with sufficient time to dis-
cuss personal topics are considered important to establish a good
doctor-patient relationship and should therefore be facilitated in the

organizational context of the hospital (Hamington, 2012).

5 | CONCLUSION

Interpretative-phenomenological analysis of in-depth interviews
with 12 patients with MEN shows that screening is experienced
as a source of both uncertainty due to and control over disease.
Whereas experiences of uncertainty bring MEN to the forefront of
participants' thoughts and feelings, experiences of control provide
a foothold for MEN to fade into the background. The familial
context of MEN syndromes strongly influences how screening is
understood and experienced. Adapting care to the lived experiences
of patients with MEN, therefore, involves providing family-centered
care; addressing the impact on daily functioning and the meaning
of illness; support in the interpretation of physical complaints;
facilitation of patient experiences of control; and careful attunement

to patient needs within a good doctor-patient relationship.
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