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Fig. 1 Brain and cervical spinal cord MRI on admission.
(a) FLAIR images of the brain (TR 10,000/ TE 120) showing multiple high signal intensity lesions dis-
seminated in the bilateral medulla oblongata, bilateral dorsolateral pons, and subcortical white mat-

ter of the right frontal lobe. The lesions also show high signal intensity on diffusion-weighted images
(TR3,634/TE 67.94) (b). (¢) Gadolinium-enhanced Ti-weighted images (TR 400/TE 16.7) reveal no
enhancement. (d) T2-weigted images of the cervical spinal cord (TR 3,000/TE 100) disclose high sig-
nal intensity lesions in the bilateral anterolateral columns at the C5 level (upper panel), and in the

right posterior column at the C7 level (lower panel).
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Fig. 2 Clinical course.

CSF=cerebrospinal fluid; EBV=Epstein-Barr virus; mPSL=methylprednisolone; IVIg=intravenous

immunoglobulins; PSL=prednisolone

Large arrow = methylprednisolone pulse therapy, Arrow head = plasma exchange
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Fig. 3 Changes in brain MRI findings after admission.

After admission, the high signal intensity lesions gradually increased in the bilateral medulla oblonga-

ta, pons, corpus callosum, and subcortical white matter of the right frontal lobe until day 15. There

was no lesion in basal ganglia. After several immunotherapy, these lesions and accompanying edema
in the brain decreased (days 45 and 73). (days 1 and 9 TR 10,000/TE 120, day 15, 45, and 73, TR

9,000/TE 90)
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Abstract

A case of acute disseminated encephalomyelitis associated with Epstein-Barr virus reactivation
during infliximab therapy

Maki Ueda, M.D., Takahisa Tateishi, M.D., Hiroshi Shigeto, M.D., Ph.D., Ryo Yamasaki, M.D., Ph.D.,
Yasumasa Ohyagi, M.D., Ph.D. and Jun-ichi Kira, M.D., Ph.D.
Department of Neurology, Neurological Institute, Graduate School of Medical Sciences, Kyushu University

A 3l-year-old woman with Crohn’s disease that had been refractory to drug therapies for 7 years had been
treated with infliximab for a year. She was admitted to our hospital because of truncal ataxia and bulbar palsy,
which presented following aseptic meningitis. Neurological examination revealed abducens paresis on the left,
gaze-evoked nystagmus on upward and rightward gaze, right facial muscle weakness, bulbar palsy, weakness in
the right upper extremity, limb ataxia predominantly on the left side, diminished sense in the lower extremities
predominantly on the right, diffuse hyperreflexia in all extremities. Antibodies to Epstein-Barr virus (EBV) in se-
rum demonstrated a previous infection pattern, and EBV-DNA was detected in peripheral blood and cerebrospi-
nal fluid (CSF) by PCR. CSF analysis indicated pleocytosis, an elevation of IgG index and a marked increase in the
level of myelin basic protein. FLAIR MRI images revealed multiple hyperintense lesions in the brainstem, subcor-
tical white matter, and cervical spinal cord. Accordingly, we diagnosed her as having acute disseminated encepha-
lomyelitis (ADEM), associated with reactivated EBV infection. Although gancyclovir, plasma exchange and intra-
venous high dose immunoglobulins were not effective, repetitive use of methylprednisolone pulse therapy allevi-
ated her symptoms and the abnormal MRI lesions. It is suggested that the reactivated EBV infection caused by in-
fliximab may have contributed to the development of ADEM in this case. Besides the demyelinating event di-
rectly induced by anti-TNF-o therapy, we should pay attention to the occurrence of reactivated EBV-triggered
ADEM during anti-TNF-o therapy.

(Clin Neurol 2010;50:461-466)

Key words: infliximab, acute disseminated encephalomyelitis, Epstein-Barr virus, reactivation, demyelination




