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Case Report ABSTRACT
Sleep-isolated trichotillomania (TTM) is the unconscious and automatic pulling of one's hair only while sleeping.
In previous case reports, sleep-isolated TTM has been categorized as a sleep-related disorder or a sleep-related

History dissociative disorder in case reports, and a treatment strategy in this direction has been implemented. However,

to our knowledge, no reports have been published describing hair pulling during sleep as a symptom of epilepsy
Received: 26/10/2022 and its pharmacological treatment. In this case report, we present the hair-pulling behavior during sleep as an
Accepted: 25/12/2022 ictal manifestation of complex partial seizure in a 12-year-old girl and its successful treatment with

levetiracetam. We suggest that epilepsy should be suspected in addition to parasomnias and sleep-related
dissociative disorder in the differential diagnosis, especially in cases presenting with isolated TTM behavior
during sleep.
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12 Yasinda Bir Kiz Cocugunda Kompleks Parsiyel Nébetin iktal Bir Semptomu Olarak
Uykuda izole Trikotillomani: Bir Olgu Sunumu

0z
Uykuda izole trikotillomani (TTM), kisinin sadece uyurken bilingsiz ve otomatik olarak sagini koparmasidir. Daha
Siire¢ onceki vaka bildirimlerinde, uykuda izole TTM, uyku ile iligkili bir bozukluk veya uyku ile iliskili dissosiyatif

bozukluk olarak kategorize edilmis ve bu yonde bir tedavi stratejisi uygulanmistir. Bununla birlikte, bildigimiz
Gelis: 26/10/2022 kadariyla, epilepsinin bir semptomu olarak uykuda sa¢ yolma ve farmakolojik tedavisini agiklayan higbir rapor
’ yayinlanmamistir. Bu olgu sunumunda 12 yasindaki bir kiz gocugunda kompleks parsiyel nébetin iktal bir belirtisi
Kabul: 25/12/2022 olarak uykuda sag yolma davranisi ve bunun levetiresetam ile basarili tedavisini sunuyoruz. Ozellikle uykuda izole
TTM davranisi ile basvuran olgularda ayirici tanida parasomniler ve uyku ile iligkili dissosiyatif bozukluk yani sira

epilepsi varligindan da stiphelenilmesi gerektigini 6neriyoruz.
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Introduction

Trichotillomania (TTM) is a psychiatric disorder that
causes noticeable hair loss as a result of repetitive hair-
pulling behavior 1. TTM is thought to occur with the
interaction of multiple factors including genetic and
familial, neurobiological, environmental, and
psychological variables 2*. The differential diagnosis of
TTM includes dermatological conditions, hormonal
causes, drug side effects, nutritional conditions, and
psychiatric conditions, especially body dysmorphic
disorder and obsessive-compulsive and related
disorders *%. TTM treatment is a combination of
behavioral and psychopharmacological interventions #
5

In TTM, there are two types of hair-pulling behavior
as focused and automatic. In focused pulling behavior,
the hair is consciously plucked. There is an irresistible
urge to pull out the hair and relief is provided when the
hair is pulled out. In automatic behavior, the patient is
not aware of the picking behavior, the behavior is
unconscious or automatic. These patients may pull
their hair out while watching TV, reading a book, or
when they are bored % 6, An extreme example of
automatic TTM is that some patients only pull their hair
while asleep, and this is called sleep-isolated TTM &7,
There are very few case reports and only one study
regarding sleep TTM behavior &1, Again, there is only
one case report showing that TTM is the behavior that
occurs as a symptom of epilepsy, but in this case report,
TTM behavior was observed while awake 2. In fact,
another case of a 14-year-old severely intellectually
disabled autistic girl presenting with aggressive
outbursts, trichotillomania, and atypical minor epileptic
seizures has been reported, but in this case report,
trichotillomania has only been mentioned as an
incidental finding and no detailed information on its
occurrence or treatment was given 3. To our
knowledge, no reports have been published describing
hair pulling during sleep as a symptom of epilepsy, and
its pharmacological treatment. In this case report,
trichotillomania during sleep, which was detected as
the ictal symptom of complex partial seizure in a 12-
year-old girl, and its successful treatment with
levetirecetam is described. Written informed consent
for case presentation and publication was obtained
from the patient and her parents.

Case Presentation

A twelve-year-old, E.N., applied to the dermatology
clinic due to hair loss and alopecia areas on the scalp
resulting from hair-pulling behavior during sleep, her
examinations were performed, and she was referred to
child and adolescent psychiatry with a prediagnosis of
sleep-isolated TTM. Hair-pulling behavior during sleep
had been present for about 4 months and it was
happening at night two or three times a week. E.N.
stated that when he woke up in the morning, there
were broken hairs on the bed, but she was not

conscious of pulling out, she did not wake up before
and after plucking, and she did not remember anything
about this behavior. Hairs on other parts of the body
were unaffected. There was no other complaint other
than pulling out hair during sleep. There was no hair-
pulling behavior while awake and history of
trichophagia. During the night during sleep, the
patient's complex behaviors, unusual movements,
nightmares, vivid dreams, confusional arousal,
somnambulism, bruxism, leaping, screaming with
sudden awakening, or other sleep experiences
suggestive of parasomnias were not reported and were
not noticed by the family. There was no history of
snoring and apnea attacks, daytime sleepiness, and
naps during the day. Her family stated that they did not
witness hair pulling in E.N.'s sleep, they only noticed it
from the hair on the bed the next morning. The patient
and her family did not report an increase in hair pulling
during sleep when anxious or worried, and stressful life
events that would initiate or exacerbate it at present or
in the past. There was no change in behavior during the
day, not recognizing her parents and loss of response to
any stimulus, and/or convulsions. It was learned that
she did not use nicotine, caffeine, or drugs to help her
fall asleep in the evening or at night. It was reported
that she went to bed around 22:00 in the evening, woke
up at 07:00 in the morning, and did not feel tired when
she woke up. There was no difficulty in initiating and
maintaining sleep, daytime sleepiness, and fatigue.

No problems were reported in E.N.'s pregnancy and
birth  history, early neuromotor and social
development, and there was no dysmorphic feature,
microcephaly, or neurocutaneous markers. Her peer
and social relations were non-problematic, and she did
not exhibit any emotional or behavioral problems. She
had no history of febrile and/or febrile seizure, sleep
disorder, or chronic medical illness. The patient and her
family did not give a direct history of sexual, emotional,
or physical abuse, and there was no history of domestic
violence and conflict. There was no family history of any
medical disease or psychiatric disorder including
trichotillomania.

No psychopathological finding was detected in her
psychiatric examination. Her intelligence level was
clinically normal. In her general appearance, there were
hair loss and alopecia patches of approximately 5-6 cm
in diameter in the frontoparietal region of the scalp.
The patient did not wear a hat and cap or any other
camouflage method to cover the alopecic areas. Her
eyebrows and eyelashes were intact.

Based on the psychiatric examination and history,
sleep-isolated TTM, parasomnia, a sleep-related
dissociative disorder, and/or an organic neurological
disease were considered in E.N. In the psychiatric
examination performed according to the DSM-5
criteria, no psychiatric disorder was found other than
sleep-isolated TTM. In the Sentence Completion Test,
there were no features related to anxiety, depression,
or trauma, and its content was mostly about pulling out
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hair. The child Sleeping Habits Questionnaire score was
35. Revised Child Anxiety and Depression Scale—Child
and Parent Form scores were not significant. A sleep
video was requested from the family, but the family
could not provide it. Although parasomnia was not
considered in the foreground, sleep
electroencephalography and, if necessary,
polysomnography were planned. Conversion disorder
was excluded because seizure-like events characterized
by tremor-like movements in the body and other
complaints suggestive of conversion disorder were not
described in the patient. Again, dissociative disorders
were excluded due to the absence of physical, sexual,
or emotional abuse history and psychosocial, medical,
and environmental stressors, the absence of
dissociative amnesia and alter identities, and the
absence of nocturnal dissociative features. It was
thought that the behavior of pulling her hair during
sleep might be due to an organic cause and she
consulted to pediatric neurology. In the evaluation
performed in pediatric neurology, hematological and
biochemical examinations, neurological examination
and brain imaging results were normal. However,
bilateral central isolated sharp wave paroxysms
(intermittent generalized epileptiform anomalies) were
detected in sleep-wake electroencephalography. In the
treatment, primarily focusing on epileptiform activity,
the pediatric neurologist started levetirecetam 750
mg/day treatment and was followed up, and no
psychotropic medication was given. At the end of the
third week of clinical follow-up, it was observed that
the hair-pulling behavior was completely eliminated
without any significant side effects with regular use of
levetiracetam and there was no hair-pulling behavior
again. The polysomnographic recording was not
performed because the patient had epilepsy and
improved with treatment. The patient was last seen in
the sixth month of treatment, and her remission and
well-being continued without symptoms. At 6 month
follow-up, the alopecia had completely resolved and
her current medication was still levetiracetam 750
mg/day.

Discussion

The aim of this article was to present a case of
secondary sleep-isolated TTM, which is seen as an ictal
symptom of complex partial seizure, and its treatment,
and to briefly review the literature. There was
insufficient evidence to suggest that the presented case
suffered from any of the DSM-5 psychiatric disorders.
In addition, anxiety, depression, or identifiable
stressors that may be associated with TTM were not
present in the case. There was no dermatological
problem. Therefore, we thought that there might be an
organic disorder underlying hair pulling only at night,
and we aimed to exclude neurological diseases.

Hair pulling in TTM typically occurs when the patient
is awake and in a comfortable environment. However,
in a 2007 study with dermatologists, 11% of doctors
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reported that they had encountered patients with
trichotillomania, which only manifests during sleep and
the results of this study show that sleep-isolated TTM is
not uncommon 7. Again, in the same study, it was found
that in 20% of unexplained hair loss cases, hair pulling
occurs only during sleep 7. In addition, there are some
case reports of sleep-isolated TTM, in which some TTM
patients have reported that they unwittingly pulled
their hair only while sleeping & #11, Sleep-isolated TTM
is defined as hair pulling that occurs only during sleep
but is not remembered while awake 7'°. In case reports,
sleep-isolated TTM has been more frequently
described as a sleep-related disorder (in the form of
parasomnia) or a sleep-related dissociative disorder (in
the form of non-epileptic seizures) rather than a
manifestation of a psychological condition, and a
treatment strategy in this direction has been carried
out. In a case report published in 2006, a case of a 24-
year-old woman who plucked her eyebrows and
eyelashes only during NREM sleep, did not remember
this when she woke up, and did not pull any hair while
awake was reported °. The sleep-isolated TTM in this
case, who did not have any other unwanted sleep
behaviors and anxiety, depression, eating disorders, or
other psychiatric problems, responded well to
imipramine, similar to several other NREM sleep
parasomnias °. In another case report, an 11-year-old
boy with sleep-isolated TTM and primary nocturnal
enuresis was presented; imipramine 50 mg and eight-
week behavioral approaches were shown to reduce
nighttime hair pulling 8. In the same case report, the
authors suggested that hair pulling during sleeping
could be categorized as parasomnia (rhythmic
movement disorder while sleeping) 8. Based on history
and examination, however, hair-pulling behavior
during sleep in our case is not a possible explanation for
parasomnias. Again, in another case report, sleep-
isolated TTM was reported in a patient hospitalized for
alcohol detoxification, fluoxetine was administered for
the condition, but no improvement was seen 1%,

Also, there is evidence that sleep-isolated TTM is a
sleep-related dissociative disorder and the patient
unconsciously pulls hair while sleeping in this case °. In
2015, a case report showing that sleep-isolated TTM
emerged as a dissociative phenomenon in a 41-year-old
female patient was published °. Additionally, it was
also noted in this case that there were a number of
typical characteristics suggestive of dissociative
disorders such as being a woman, having a history of
childhood abuse, having psychiatric morbidity, and
experiencing daytime dissociative symptoms °. In our
case, a sleep-related dissociative disorder was excluded
because there was no history of childhood
maltreatment, no symptoms indicating dissociative
disorders, and no psychiatric morbidity including major
depression and conversion disorder, psychomotor
agitation during sleep, and nocturnal dissociation
symptomes.
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In addition, it was also stressed that stereotypical
paroxysmal events during sleep, like the hair-pulling
behavior in our case, may be a sign of nocturnal
seizures . Therefore, it has been emphasized that
comprehensive seizure follow-up and
polysomnographic study are indicated in such cases
with atypical history. Children who experience complex
partial seizures experience ictal symptoms such as
impaired consciousness, loss of consciousness, and
carrying out repetitive  movements, called
automatisms. Examples of automatisms, which are
repetitive motions include verbal signs (crying,
laughing, moaning, repetitive speech, screaming), oral
movements (chewing, lip smacking, swallowing), and
manual activities (fumbling, head rolling, patting,
picking at things, removing clothing, walking,
coordinated movements, such as cycling of the legs or
a swimming motion) > 16, Some rare ictal behaviors in
adults are anorexia nervosa, drinking water, sexual ictal
symptoms, spitting, multiple personalities and related
dissociative phenomenon, and schizophrenia-like
psychosis 22, In our case, hair pulling was the only ictal
action that was described, there were no other
automatism movements. To the best of our knowledge,
only one case report has documented that TTM is an
ictal manifestation of epilepsy, but in this case, the TTM
behavior occurred while awake, not asleep, and
carbamazepine was successful in treating the condition
2 1t has not been previously described that sleep-
isolated TTM is seen as a manifestation of epilepsy.

There is no standardized treatment model for sleep-
isolated TTM. Based on clinical features,
benzodiazepines (such as clonazepam, diazepam),
tricyclic antidepressants (such as imipramine,
clomipramine), serotonin reuptake inhibitors (such as
paroxetine), other antidepressants (such as trazodone)
and melatonin can be used in treatment &4,

The significant limitation of this case report is that a
polysomnographic examination was not performed to
rule out sleep breathing disorder, confusional arousal,
other NREM parasomnias, and REM behavior disorder,
and sleep videos were not provided. However, it is
possible to claim that the rapid improvement in the
clinical status of the case with levetiracetam treatment
eliminates the need for polysomnography.

In conclusion, this case report demonstrates that,
even while trichotillomania typically co-occurs with
other psychiatric disorders in clinical practice, it can
also appear as an epilepsy symptom. Especially in cases
presenting with isolated TTM behavior during sleep,
the existence of epilepsy should be suspected in the
differential diagnosis in addition to parasomnias and a
sleep-related dissociative illness, and it should be
aware that the treatment to be applied to these
patients may differ from the conventional
trichotillomania treatment strategies. Thus, as in our
case, a dramatic improvement in the child's behavior
can be seen through early diagnosis and appropriate
antiepileptic  medication.  Nevertheless, further

research is required to better characterize this
condition and identify an effective treatment.
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