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Fig. 1 Clinical course.

Acute onset of diplopia, photophobia and gait disturbance was followed by rapid aggravation. He was admitted to our hospital

on day 3 after disease onset. After admission, ataxia worsened, with new onset of bilateral ptosis. Intravenous immunoglobulin

was administered from day 6 to 10. On day 11, he noticed improvement of photophobia and ptosis. On day 13, gait disturbance

began to improve, but he complained of taste impairment. On day 16, he noticed right hemifacial weakness. Valacyclovir was

administered for 5 days until laboratory result was received, indicating negative anti-varicella-zoster virus IgM antibody. Facial

weakness and taste impairment improved without additional treatment. The blink reflex test was conducted three times, on

days 21, 28 and 43 after disease onset. He was discharged on day 86 with mild diplopia. IVIg: intravenous immunoglobulin,

VACYV: valacyclovir.
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Fig. 2 Results of blink reflex tests conducted on days 5 (A), 12 (B) and 27 (C) after onset of facial weakness.
Blink reflex responses were recorded from bilateral orbicularis oculi muscles by stimulation of the unilateral supraorbital
nerve. A: On day 5 after onset of facial weakness (21 days after disease onset), R1 amplitude on the right side was
markedly low, and R1 and R2 latencies on the right side were prolonged. B: On day 12 after onset of facial weakness
(28 days after disease onset), R1 amplitude on the right side improved slightly, and R1 and R2 latencies on the right
side were normalized. C: On day 27 after onset of facial weakness (43 days after disease onset), R1 amplitude on the
right side improved significantly. It: left, rt: right, stim: simulation.

Table 1 Results of facial nerve conduction study recorded from nasalis muscle.

day after onset side latency CMAP amplitude CMAP amplitude ratio
of facial weakness (ms) (mV) (right/left)

4 left 3.4 2.4 79%
ay 5 right 34 1.9

dav 12 left 3.3 2.7 59%
ay right 36 16

dav 27 left 3.5 2.5 72%
ay right 3.7 1.8

CMAP: compound muscle action potential.
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Table 2 Literature review of Fisher syndrome with delayed facial weakness.

No. of cases with . Mean time Mean time from
. Mean age Sex ratio URI . . .
delayed facial @ malesfemale ©%) from onset disease onset to Unilateral:bilateral
weakness/total (%) ¥ : ? to nadir (d) facial weakness (d)
Mori, et al. (2001)” 6/50 (12) NA NA NA NA NA NA
Tatsumoto, et al. (2015)” 4/68 (6) 32 3:1 4/4 (100) 6.8 10.8 2:2
Kim, et al. (2015)” 11/71 (16) 34 74 6/11 (67) 10 11.9 4:7
Present case 55 male + 6 13 unilateral

NA: not available, URI: upper respiratory tract infection.
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Table 3 Cases of Fisher syndrome with taste impairment.

Case Age v/ Initial symptom An‘tecedent Taste loss Facial Gglb Treatment Outcome
Sex illness weakness antibody
Uchibori, et al. (2006)” 38/male dysesthesia URI salty, sour, bitter — + IVig improved
Terasawa, et al. (2008)” 51/male taste impairment NA all — + NA improved
Ohe, et al. (2012)" 60/female gait disturbance URI sweet, salty — + IVIig improved
Tkesawa, et al. (2015)° 46/male diplopia + (no detail) all — + no treatment improved
Yagi, et al. (2015)” 53/male taste impairment URI sour — + IVIg improved
Present case 55/male diplopia URI all + + IVig improved

URI: upper respiratory tract infection, IVIg: intravenous immunoglobulin, NA: not available.
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Abstract

Fisher syndrome with delayed facial weakness and taste impairment: a case report

Daisuke Yamamoto, M.D.", Syuuichirou Suzuki, M.D.", Bungo Hirose, M.D.?,
Minoru Yamada, M.D.”, Masaki Shimizu, M.D.” and Shun Shimohama, M.D."

YDepartment of Neurology, Sapporo Medical University School of Medicine
“Department of Neurology, Sapporo Kousei General Hospital
¥Department of Neurology, Sunagawa City Medical Center

A 55-year-old man was admitted to our hospital because of acute onset of diplopia and gait disturbance. On
admission, ophthalmoplegia, ataxia and areflexia were observed. He was diagnosed with Fisher syndrome and given
intravenous immunoglobulin therapy from day 6 to day 10 after disease onset. After treatment, ophthalmoplegia and
ataxia began to improve. However, he developed taste impairment on day 13 and right hemifacial weakness on day 16
after onset. A blink reflex test revealed right facial nerve impairment. On day 42 after onset, facial weakness and taste
impairment remitted, and the blink reflex test result was normalized without additional treatment. Although it has been
known that 10% of patients with Fisher syndrome complicated by delayed facial nerve palsy, the mechanism of the facial
nerve palsy has not been elucidated. Therefore, this is a significant report to describe delayed facial nerve palsy
combined with taste impairment and successive recordings of blink reflex and facial nerve conduction in a patient with
Fisher syndrome.

(Rinsho Shinkeigaku (Clin Neurol) 2016;56:684-689)
Key words: Fisher syndrome, facial palsy, taste impairment, blink reflex, GQ1b antibody




