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Introduction

The Painful Legs and Moving Toes Syndrome (PLMTS) is a rare chronic neurological ailment. It is characterized by painful sensations in the feet or the calf with involuntary movements of the toes during wakefulness, and is often confused with Restless Legs Syndrome (RLS) [START_REF]American Academy of Sleep medecine[END_REF]. Most descriptions of PLMTS are limited to case reports/series, and only two cases showed a videographic vignette [START_REF] Zellini | Video-polysomnographic aspects of painful legs and moving toes syndrome[END_REF][START_REF] Fan | Spontaneous aching pain and peculiar involuntary movements: a case report of painful legs and moving toes and review of the literature[END_REF]. In order to enrich the scarce literature on the topic and help sleep specialists and neurologists for a better recognition of this condition, we here describe three videographic confirmed cases of PLMTS with unique clinical diversity.

Cases description

Medical history, complementary investigations, previous treatment attempts and ongoing treatment are listed in table 1.

Case 1 was a 63-year-old woman who was referred for a pharmacoresistant RLS that has developed since 2016. She complained form paresthesia involving the toes and the sole of both feet with right side predominance, along with involuntary movements of the toes while she was at rest and particularly at night. She was on fluoxetine for depression but antidepressant withdrawal did not improve symptoms. Examination revealed abnormal, asynchronous and irregular athetosic-like movement of the toes with a subtle right predominance consistent with PLMTS. Carbamazepine at 200 mg a day was of temporary and moderate efficacy.

Case 2 was a 47-year-old woman who was referred for a painful complaint affecting the legs, mostly at rest, with tingling and burning sensations of the soles along with cramps, a left predominance and nocturnal worsening, that has developed since 2015. Because of a medical history of dysuria, extensive neurological investigation was performed and was negative for neuropathy, amyotrophic lateral sclerosis and parkinsonism. Examination showed dystonic posture of the left toes with myoclonic jerks on both sides along with frequent episodes of athetosic-like crawling movements of the right toes. She admitted better improvement with clonazepam than with pregabalin with however a short duration efficacy and declined botulinum toxin.

Case 3 was a 73-year-old man who was referred for suspicion of RLS because of a 30year history of painful complaint affecting the toes and the calf with night predominance. Pain was mostly perceived at rest and was partially relieved by movement. Examination showed moderate but almost permanent athetosic-like movements of the left toes along with sporadic myoclonic jerks of the right. He reported partial efficacy with paracetamol.

Video analysis

All patients were examined and video-recorded while awake between 10 and 12 am.

Video file of case 1 showing dyskinetic movements involving both feet.

Video file of case 2 showing three different sequences of dystonic posture of the left toes and probably of the right big toe.

Video file of case 3 showing moderate dyskinetic movements with left toes predominance.

Discussion

This article reports video-documented cases series of three patients with PLMTS.

Compared to previous video-cases [START_REF] Zellini | Video-polysomnographic aspects of painful legs and moving toes syndrome[END_REF][START_REF] Fan | Spontaneous aching pain and peculiar involuntary movements: a case report of painful legs and moving toes and review of the literature[END_REF], where only rhythmic/arhythmic flexion-extension digit movements can be seen, our patients displayed a variety of irregular and asymmetrical dyskinetic involuntary movements ranging from myoclonic to athetosic-like, thereby expanding the motor clinical repertoire of PLMTS. Furthermore, no alternating pattern of movement between the two legs was observed in our patients but rather asynchronous movements with frequent side predominance. By contrast to the previous video-case [START_REF] Zellini | Video-polysomnographic aspects of painful legs and moving toes syndrome[END_REF], periodic limb movements (PLM) were seen during PSG that was performed only in case 1, but this association may be fortuitous as PLM syndrome is prevalent in the general population [START_REF] Haba-Rubio | Prevalence and determinants of periodic limb movements in the general population[END_REF]. In any case, and as reported in the literature, pain was the major concern in our patients and none complained from insomnia.

Due to possible confusion with RLS, PLMTS may be underdiagnosed. Several clinical features are however unique to PLMTS as involuntary movements are strictly restricted to the feet and particularly the toes, had no clear circadian pattern although more noticeable when patients are at rest or not engaged in their daily activities (case 1, case 2 and case 3) thereby probably accounting for the perceived partial relief upon movement (case 3). In PLMTS, sensory symptoms are strictly reported as painful whereas, when present, they are described as disagreeable in a majority of patients with RLS.

The pathology of PLMTS is still unclear but it probably does not share similar RLS mechanism as, by contrast to the latter condition, no relief is obtained with dopamine agonists and no exacerbation of PLMTS symptoms is noted under selective serotonin release inhibitors, at least in the reported cases. Therefore, although of partial and limited efficacy duration, symptomatic therapeutic options so far failed to overcome debilitating symptoms of pain and to reduce involuntary movements of the toes, as in our cases. Better recognition of PLMTS will help refining its nosological framework and a better understanding of its underlying mechanism. 
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