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Restless genital syndrome refers to excessive and persistent sensations of genital and clitoral arousal with the absence of conscious feeling of sexual desire. 
These sensations have been linked to symptoms of restless legs syndrome (RLS) or an overactive bladder. Restless genital syndrome may be related to 
small fiber sensory neuropathy of the dorsal nerve of the clitoris, so it more frequently occurs in women. The association with RLS suggests a possible 
dopaminergic mechanism. We report a case of a 74-year-old woman who presented restless genital symptoms every night in association with RLS symptoms. 
During polysomnography she reported 3 awakenings from rapid eye movement sleep with associated genital symptoms followed by a period of insomnia with 
RLS symptoms and sexual activity. The frequency and the intensity of the symptoms were responsive to treatment by pramipexole after 1 week of treatment 
and the efficacy was maintained at follow-up.
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INTRODUCTION

Restless genital syndrome (RGS) is an uncommon sleep dis-
order; most studies on its potential origin and treatment have 
been published in the form of case reports. The most frequent 
alternative diagnosis is genital arousal disorder (GAD),1 a con-
dition more frequently found in women. GAD is characterized 
by unwanted genital subjective sexual arousal triggered by 
nonsexual stimuli or emotion, eliciting stress and lasting hours 
or days, occurring constantly and with little or no relief by 
masturbation or sexual activity. Two publications have posited 
that RGS should be diagnosed when a patient meets criteria 
for GAD and also has restless legs syndrome (RLS) symptoms 
or an overactive bladder.1,2 Vascular diseases (pelvic varices), 
stress, overactive bladder, pelvis nerve entrapment, and drugs 
such as lamotrigine or cessation of paroxetine intake have been 
theorized as causes for GAD.3 Because the disorder is not re-
sponsive to pharmacological therapies, its cause is thought to 
be psychological. Cognitive behavioral therapy is currently the 
most common treatment for GAD.4

RGS refers to an uncommon experience of unwanted and 
unpleasant genital sensation and excessive dysesthesia at geni-
tal and clitoris levels exaggerated by sitting and lying down 
during the night. It is sometimes accompanied by RLS5 and 
is partially relieved by sexual activity or masturbation. RGS 
is typically found in middle-aged and elderly women. Clinical 
and instrumental investigations suggest, as in GAD, a hyper-
esthesia and neuropathy of the small fiber of the dorsal nerve 
of the clitoris, with its touching triggering hyperesthesia in the 
dermatome of the pudendal nerve.2,6 However, the reported 
similarity between RGS and restless legs,5 the presence of 
another variant of RLS (ie, restless abdomen syndrome7 and 
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restless bladder syndrome), the presence of RLS during the 
nocturnal event, and its presence in Parkinson disease8,9 may 
suggest that RGS is a phenotypic variant of RLS with a com-
mon dopaminergic mechanism.

REPORT OF CASE

A 74-year-old woman was referred to our sleep clinic for in-
somnia and nocturnal experiences of spontaneous, unwanted, 
intrusive, excessive, and persistent sensation at the genital, 
clitoris, and vulvar level with partial relief by masturbation, 
sexual activity, and walking. The duration of these experiences 
were short, less than 20 minutes, but repeated 2 to 3 times dur-
ing the night at approximately 1.5-hour intervals and occurred 
5 times per week (Figure 1). The woman had a diagnosis of 
RLS 8 years prior, and her RLS was defined by urgency to 
move the legs frequently associated with unpleasant legs sen-
sations; worsening of the symptoms at rest, sitting, or lying 
down; partial and temporary relief by activity and walking; 
and worsening later in the day or night. No family history of 
RLS was reported. The RLS symptoms were treated by clon-
azepam; clonazepam was not effective in managing her genital 
symptoms. The clinical and radiological examinations were 
unremarkable, except for the occurrence of occasional symp-
toms of RLS (twice per month) during the evening or night 
in the past 3 weeks. Electromyography excluded neuropathy 
of the pelvic nerves. No symptoms of anxiety and depression 
were found at the clinical interview. Three events of RGS were 
reported during the night of polysomnography occurring at the 
end of rapid eye movement sleep periods followed by awaken-
ing with masturbation and sexual activity. During the night, D
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4 sequences of periodic leg movements were scored, and the 
periodic leg movement index was 15 events/h of sleep.

Pramipexole at a dose of 0.25 mg 1 to 2 hours before sleep 
reduced the frequency and the intensity of the genital discom-
fort with an efficacy present after 2 weeks of treatment and that 
persisted at 2-year follow-up.

CONCLUSIONS

To our knowledge this is the first case report of RGS confirmed 
by a nocturnal sleep study showing that pramipexole was an 
efficacious treatment. The presence of associated RLS and 
the successful treatment with pramipexole suggest a similar 
underlying dopaminergic mechanism. Physicians should be 
vigilant in their practice to recognize RGS, as it is probably 
underreported by patients to whom dopamine agonists may be 
prescribed.
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Figure 1—Histogram of nocturnal sleep.

Three episodes of restless genital symptoms like those described by the patient were recorded at approximately 1:00 am, 3:15 am, and 4:10 am at awakenings 
from rapid eye movement (REM) sleep. The events were followed by a long awakening associated with sexual activity, masturbation, and walking.
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