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Fig. 1 Chest CT images of the patient.
A chest CT scan in 2012 before chemotherapy was started revealed a thymoma (arrow) and pleural dissemination (arrowhead) (A). In that year,

chemotherapy was initiated. The thymoma had shrunken in size (arrow) in 2014 (B). Chemotherapy was discontinued in 2015, so that the

lesions were enlarged in that year (C). The lesions were further enlarged in 2017 (D). Three months after resumption of chemotherapy, a chest

CT scan showed shrinkage of the lesions (arrow and arrowhead) in 2019 (E). Chemotherapy was again discontinued. The lesions were again

enlarged (arrow and arrowhead) in 2021 (F).
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Fig. 2 Needle electromyography and nerve conduction study of the patient.

(A) Needle electromyography of the right biceps brachii. Grouped and spontaneous repetitive motor unit potential-like waves were recorded at

rest, which were consistent with myokymic discharges. (B) Nerve conduction study of the right ulnar nerve (upper figure) and right tibial nerve

(lower figure). After-discharges were seen immediately after the compound muscle action potentials, suggesting stimulus-induced repetitive

discharge (SIRD). These findings were compatible with peripheral nerve hyperexcitability.
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Clinical course
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Fig. 3 Clinical course.

Six months prior to admission, the patient started to have parasomnia. Two weeks later, he resumed chemotherapy for thymoma after

discontinuation for four years. Two months after parasomnia manifested, he started having orthostatic hypotension. Three months later, he was

admitted to our hospital. After admission, he continued to take prednisolone 4 mg per day for myasthenia gravis. After the diagnosis of Morvan

syndrome, he underwent a single course of high-dose IVIg therapy and resumed chemotherapy for thymoma. Myokymia in his face, trunk and

extremities were resolved rapidly. In addition, parasomnia, short-term memory impairment and orthostatic hypotension improved. After

hospital discharge, he continued chemotherapy, and Morvan syndrome did not recur for over a year. Thereafter, chemotherapy was

discontinued according to the patient’s decision, and CT scan showed gradual enlargement of thymoma followed by recurrence of Morvan

syndrome. Ad: admission, ADOC: chemotherapy with adriamycin,
immunoglobulin, PSL: prednisolone.
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Abstract

Morvan syndrome associated with unresectable thymoma responsive to chemotherapy: a case report

Takayuki Nonaka, M.D.", Ikumi Ebisu, M.D.", Ikkei Ohashi, M.D.",
Hirohiko Shizukawa, M.D.” and Shun Shimohama, M.D., Ph.D.?

b Department of Neurology, Sapporo-Kosei General Hospital
2 Department of Neurology, Sapporo Medical University School of Medicine

A 5l-year-old Japanese man presenting with a several-month history of parasomnia, orthostatic hypotension and
generalized myokymia was admitted to our hospital. He had a past medical history of unresectable recurrent thymoma,
but chemotherapy for thymoma was discontinued according to the patient’s decision four years before this
hospitalization, and the thymoma had enlarged. He exhibited symptoms of the peripheral nervous system (myokymia),
central nervous system (parasomnia, short-term memory impairment), and autonomic nervous system (orthostatic
hypotension), and his serum was positive for voltage-gated potassium channel (VGKC)-complex antibodies. Based on
the above findings, Morvan syndrome was diagnosed. Resumption of chemotherapy for thymoma resulted in shrinkage
of the thymoma accompanied by remission of Morvan syndrome. Subsequently, discontinuation of chemotherapy led to
aggravation of thymoma with recurrence of Morvan syndrome. This clinical course suggests a strong correlation
between the disease activity of thymoma and Morvan syndrome. In the present case of Morvan syndrome associated
with unresectable thymoma, chemotherapy contributed to the remission of Morvan syndrome. Our patient suggests a
possibility that chemotherapy for thymoma is a useful treatment for Morvan syndrome.

(Rinsho Shinkeigaku (Clin Neurol) 2022;62:615-620)
Key words: Morvan syndrome, thymoma, chemotherapy, voltage-gated potassium channel (VGKC)-complex antibodies,

parasomnia






