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Abstract

Isolated lingual myoclonus is a very rare entity. A 40 year old woman presented to ENT outpatients with lingual myoclonus
referred as a pulsatile neck lump. A vigilant history and examination is required to ascertain this rare diagnosis.

INTRODUCTION

Rhythmic lingual myoclonus is a rare disorder and is more
often described in association with similar palatal, ocular,
facial, diaphragmatic, or shoulder movements. Isolated
continuous rhythmic lingual myoclonus is exceptional and
has not been described previously in the ENT literature. We
report the case of a 40 year old woman referred to ENT
outpatients with a neck lump thought to be pulsatile in
nature. Closer examination revealed it to be lingual
myoclonus.

She was referred to the neurology department for EEG
assessment to ascertain which tongue muscle was involved
and MRI brain to ascertain any unusual brainstem activity.
Her rhythmic activity of the tongue musculature stopped
spontaneously after 4 weeks of activity.

DISCUSSION

Abnormal involuntary movements may appear in the tongue,
such as tremor, fibrillations, myokimia, and dyskinesias
[1»2-3,4]- Episodic or paroxysmal rhythmic lingual movements
have been reported in association with chronic epilepsy []
and after head trauma []. Continuous rhythmic nonepileptic
lingual movements may accompany myoclonus of the
palate-pharyngeal muscles (rthythmic palatal myoclonus)
[1,5-0]; however, isolated continuous rhythmic nonepileptic
lingual myoclonus is a very uncommon entity and has been
documented only in three patients and never previously in
the ENT literature.

The differential diagnosis of neck lumps include cervical
auricle, lumps in submandibular and parotid regions,
branchial sinus, branchial cyst, carotid body tumour,
pharyngeal pouch, cervical rib, thyroid lumps,cervical
lymphadenopathy, malignant lymphoma, cystic hygroma.

Isolated lingual myoclonus is a very rare phenomenon and
confirmation of the diagnosis involves the use of monopolar
electrodes to record abnormal lingual muscle movements,
electroencephalography and MRI brain. Previous literature
locating the anatomical site of the lesion producing lingual
myoclonus is not clear. Electrical stimulation of an area
medial to the inferior olive and close to adjacent hypoglossal
nucleus in cats produces rhythmic movements of the
posterior part of the tongue [,,]. Olivary ‘hypertrophic
degeneration’ (in the medulla oblongata), is the most
frequent lesion associated with palatal myoclonus [].
However a ‘chemical’ denervation due to unknown
transmitter changes could also be invocated, as in other
movement disorders.

In 2 of the previous cases of isolated lingual myoclonus
assumed aetiological agents included head trauma [,,] and
possible encephalitis [,]. In the third case without any
obvious aetiological agent the myoclonus disappeared after 2
weeks of sodium valproate administration [,,]. The isolated
nature of these cases makes it difficult to precisely locate the
aetiology of this condition but the busy ENT practioner
should be aware of myoclonus of the orofacial musculature
in his differential diagnosis of neck lumps.

CORRESPONDENCE TO

Mr Namit Agrawal BSc MRCS
1A Blackroot Road

Sutton Coldfield

West Midlands

B74 2QH

UK

Tel 00 44 7718916214

10f3



Lingual Myoclonus Presenting As Neck Lump

References

1. Chopra JS, Radhakrishnan K, Sridharan R. Meige's
syndrome: clinical, pharmacological and radiological
observations. Clin Neurol Neurosurg 1981;83:145-52

2. Reynolds EH, Marsden CD. Anticonvulsant induced
dyskinesias: a comparison with dyskinesias induced by
neuroleptics. J Neurol Neurosurg Psychiatry
1976;39:1210-1218

3. Joyce RP, Gunderson CH. Carbamezepine induced
orofacial dyskinesia. Neurology 1980;30:1333-1334

4. Combarros O, Gutierrez A, Pascual J, Berciano J. Oral
dyskinesias associated with bilateral thalamo-capsular
infarction. J Neurol Neurosurg Psychiatry 1990;53:168-169
5. Jabbari B, Coker SB. Paroxysmal rhythmic lingual
movements and chronic epilepsy. Neurology
1981;31:1364-1367

6. Keane JR. Galloping tongue: Post-traumatic, episodic,
rhythmic movements. Neurology 1984;34:251-252

7. Davidson C, Riley H, Broch S. Rhythmic myoclonus of
the muscles of the palate, larynx and other regions. Bull
Neurol Inst NY 1936;5:94-111

8. L'Hermitte J, Drouzon J. Un nouveau cas de myoclonies
du voile du palais, de la langue, des levres et des globes
occulaires. Rev Neurol (Paris) 1937;67:390-396

9. Deuschl G, Mischke G, Schenck E, Schulte-Monting J,
Lucking CH. Symptomatic and essential rhythmic palatal
myoclonus. Brain 1990;113:1645-1672

10. Bender MB, Nathanson M, Gordon GG. Myoclonus of
muscles of the eye, face and throat. Arch Neurol Psychiatry
1952;67:44-58

11. Troupin AS, Kamm RF. Lingual myoclonus. Case report
and review. Dis Nerv Sys 1974;35:378-380

12. Swanson PD, Luttrell CD, Magladery JW. Myoclonus.
Medicine 1962;41:339-353

13. Gobernado JM, Galaretta M, De Blas G, Jimenez-Escrig
A, Hernandez A. Isolated rhythmic lingual myoclonus.
Movement Disorders 1992;7:367-369

20f3



Lingual Myoclonus Presenting As Neck Lump

Author Information

Namit Agrawal, BSc MRCS
Department of Otorhinolaryngology, Southmead Hospital

Sapna D'Sa, FDSRCS
Department of Otorhinolaryngology, Southmead Hospital

Julia Addams-Williams, MRCS
Department of Otorhinolaryngology, Southmead Hospital

3of3



