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Hepatolenticular Degeneration with Painful Legs and Moving Toes: A Case Report and Literature
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ABSTRACT Aim To report a case of hepatolenticular degeneration (HLD) with painful legs and moving toes
(PLMT) along. Methods A case of HLD with PLMT along and discussion on its clinical management were
reported. The literature on PLMT was reviewed. Results A total of 72 patients, 34.7% males and 65.3%
females (median age of 55 and 64 yeas, respectively) repoted in 21 PLMT articles were reviewed. The most
common predisposing factors were neuropathy and radiculopathy. Numerous treatment including antiepileptics,
benzodiazepines, analgesic and antidepressant agents have been tried with success to a few cases. GABA
agonists such as gabapentin and pregabalin were the most effective in attenuating the pain and movements
possibly via both central and peripheral mechanisms. Conclusion Though much progress of PLMT has been

made in elucidating its etiology, the exact mechanism will remains a mystery.
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Tab 1 Painful legs and moving toes syndrome-review of literature(1971-2011)

T 1%
fF # PERIB) B e )
Author Sex{case) Age(year) of case Clinical presentation
Spillane,et al™! M@) 51,52,52,53 6 Burning/throbbing LE pain followed by writhing/clawing and
(1971) F(2) 66,68 flexion/extension movements of the toes
Dressler,et al*! M(4) 28,36,54,73 20 Pain in LE followed by involuntary flexion/extension and
(1994) F(16) 28-76 abduction/adduction of the toes
Shime,et al*! F(1) 63 1 Involuntary flexion/extension of the toes bilaterally and aching/
(1998) crampy pain in both feet
Schott!®! M(1) 66 5 Crushing pain in both feet followed by involuntary writhing
(1981) F(4) 56,57,69,77 and flexion/extension of the toes; burningpain in foot followed
by writhing toe movements
Montagna,et al'® M(1) 57 3 Burning pain in one or both LE followed by involuntary
(1983) F(2) 74,76 flexion/extension, abduction/ abduction, and fanning /clawing of
the toes
Funakawa,et all”) M(1) 52 1 Painful hand and moving fingers syndrome after trauma and
(1987) amputation
Villarejo,et al® M(1) 66 1 Paresthesias/burning pain in both feet followed by involuntary
(2004) flexion/extension and abduction/abduction of the toes
Aizawa! F(1) 73 1 Tingling pain in both feet followed by involuntary abduction/
(2007) abduction of the toes
Guimaraes,et all'” M(1) 60 1 Wringing-like pain in L foot and R leg followed by flexion/
(2007) extension and abduction/abduction of the toes
Eisa,et al''!l M(1) 62 2 Burning pain in bilateral LE followed by semirhythmic
(2008) F(1) 76 flexsion/ extension of the toes
Alvarez, et all'? M(6) 25-84 14 Burning pain of LE followed by involuntary flexion/extension,
(2008) F(8) (mean 69) abduction/abduction, fanning, or clawing of the toes
Tan,et alf'™] F(1) 57 1 Severe burning pain in both LE followed by involuntary
(1996) flexion/extension and abduction of the toes
Liu,et alt™¥ M(1) 61 1 Pain in LE followed by involuntary flexion/extension and
(2011 abduction/abduction of the toes
Yoon ,et all'®! F(1) 56 1 Burning pain in R foot with flexion and lateral deviation of the
(2001) toes
Miyakawa,et all'® M(1) 36 2 Burning pain in R arm followed by involuntary flexion/
(2010) F() 26 extension of R thumb; pain in L leg accompanied by flexion/
extension and abduction/abduction of toes
Schoene,et alt'”! M(2) 49,74 6 Burning/aching pain in LE followed by involuntare flexion/
(1984) F(4) 68,69,71,80 extension and writhing of the toes
Sanders, et all'® F(1) 76 1 Deep/throbbing pain in L leg followed by invloluntary flexion/
(1999) extension and abduction/abduction of Ltoes
Tkeda,et all'’) F(1) 75 1 Involuntary flexion/extension of the toes bilaterally followed
(2004) by pain in both legs
Kwon,et al®! F(1) 75 1 Painless wriggling movements of the toes in both feet
(2008)
Yang,et al®! M(1) 13 2 Painful in one foot or both feet and extension of the toes
(1990) F(1) 17
Yang,et all**] M(1) 23 1 Painful in one foot or both feet and extension of the toes
(2012)

. XEka =21, H/HELH=72 Bl B 26 F(EEPOIE =55 %) %46 BI(ERPIH =64 F), LE=HH#, L=£&, R=4, M= 5, F= kS
Notes: Total number of articles reviewed=21; Total number of case=72, Total number of cases:Male=26(Median age =55 years); Female=46(Median
age=64 years),; LE=leg/legs; L=left; R=Right; M=Male; F=Female
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