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ABSTRACT - Self-stimulation is a normal part of development and a com-
mon behaviour in children before puberty, but very rare in adults. The
stereotyped semiology can sometimes raise the suspicion of epilepsy. We
present a 30-year-old patient who came to our epilepsy monitoring unit
for differential diagnosis of nocturnal episodes, interpreted elsewhere as
hypermotor status epilepticus associated with a known diagnosis of focal
epilepsy and septo-optic dysplasia. The recorded events during video-
EEG were consistent with psychogenic self-stimulating behaviour, which
improved with psychotherapy. Disturbed sexual development with hypopi-
tuitarism and poor eyesight, androgen replacement therapy, alongside a
protective environment provided by her parents, were the identified pre-
disposing factors for this uncommon entity in an adult. [Published with
video sequencel.
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ment and are common behaviour
in children before puberty, even
in early childhood (Strachan and
Staples, 2012; Rodoo and Hellberg,
2013). The stereotyped nature
of the paroxysmal behaviour
sometimes raises a suspicion of
epilepsy and occasionally only
video-EEG monitoring can estab-
lish a diagnosis (Wulff et al.,
1992). In adults, this type of
behaviour seems to be extremely
rare.

A 30-year-old female presented at
our epilepsy monitoring unit for
differential diagnosis of nocturnal
episodes diagnosed as hypermo-
tor status epilepticus associated
with focal epilepsy by outside insti-
tutions. Her past medical history
included septo-optic dysplasia (also
known as De Morsier syndrome),
a congenital heterogeneous mal-
formation that includes variant
degrees of optic nerve hypoplasia,
pituitary hormone abnormalities,
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Figure 1. During the event (see video sequence) EEG shows a normal wake pattern, along with a movement artifact.

and midline brain defects (Webb and Dattani, 2010).
The patient had a history of focal epilepsy since one
year old. Her left arm clonic seizures were well con-
trolled with carbamazepine. Although her daily living
was limited by very poor vision, she learned Braille
language and worked in a workshop for the blind. The
parents reported stereotyped episodes in bed at night,
where the patient had body-rocking movements and
altered breathing patterns. The attacks were some-
times initiated by manipulation in the lower back when
the parents tried to calm her. This observation led to
the diagnosis of a reflex epilepsy by an outside insti-
tution. The parents alternately slept in the same bed
with the patient because they were afraid of SUDEP.
During video-EEG monitoring (over a one-week period
of admittance), we recorded nine habitual attacks (see
video sequence), each up to five minutes in duration.
The patient rocked her trunk and pelvis repetitively
in a prone position while the EEG showed a normal
awake pattern (figure 7). During these recordings, her
medication was fully withdrawn. Two left arm clonic
seizures (one of them progressing to a generalized
tonic-clonic seizure) were also recorded which were
associated with right central seizure patterns.

Discussion

We report an adult case of self-stimulation which was
misdiagnosed as focal epilepsy for years. The semiol-
ogy of the events was somewhat similar to hypermotor
seizures as pelvic movements predominated, and in

the context of a patient with a confirmed diagnosis of
frontal lobe epilepsy, it was certainly an option to con-
sider an epileptic nature for these events. However,
there are some clues in the history of the patient that
strongly argue againstan epileptic cause for the events.
First, it would be unusual for frequent uncontrolled
hypermotor seizures and status to never propagate to
other brain regions, resulting in other motor seizures,
or progress to bilateral tonic-clonic seizures. More-
over, it is strange that the same seizure onset zone
that produced left arm clonic seizures would also lead
to complex motor semiology (Bonini et al., 2014). Sec-
ond, it would be unusual for a patient to have nightly
hypermotor seizures while being completely free of
the habitual left arm clonic seizures. Third, the fact that
the events could be precipitated by her parents touch-
ing her lower back is avery unlikely trigger for epileptic
seizures. Reflex epilepsies are very uncommon and
even more so for hypermotor seizures. Nevertheless,
video-EEG monitoring is required in patients, such as
the one described, to diagnose the condition.

Other differential diagnoses include parasomnias,
although the EEG awake pattern at onset of the
events easily ruled these out. The EEG awake pattern
must be distinguished from REM-sleep patterns which
are found in REM-sleep behaviour disorder (RBD),
although the semiology of the case would be very
uncommon for RBD.

This patient with septo-optic dysplasia was receiving
hormone substitution and androgen replacement
for pituitary insufficiency. There is evidence that
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administration of dehydroepiandrosterone (DHEA) in
women with hypopituitarism enhances libido, along-
side other qualities of life, with benefits (Johannsson
et al., 2002). Disturbed sexual development in a
patient with hypopituitarism, alongside a protective
environment provided by her parents based on a
misdiagnosis of epilepsy, exacerbated the condition.
The patient and her parents were very understanding
of the psychogenic mechanisms of the condition. The
attacks improved with psychotherapy. Whenever they
rarely occurred thereafter, she had a strategy to limit
them and rapidly get back to sleep without disturbing
her parents. There was no need to stop androgen
replacement therapy. OJ

Legend for video sequence

During video-EEG monitoring, nine habitual attacks
were recorded. The patient rocks her trunk and
pelvis repetitively in a prone position while the EEG
shows a normal awake pattern. The attacks were
sometimes initiated by manipulation of the lower
back when the parents tried to calm her.

Key words for video research on
www.epilepticdisorders.com

Phenomenology: hypermotor

Localisation: not applicable

Syndrome: non epileptic paroxysmal disorder
Aetiology: non epileptic paroxysmal disorder

Self-stimulation and misdiagnosis

Supplementary data.
Summary  didactic  slides are
www. epilepticdisorders.com website.
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