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Abstract
Introduction: This report is about a young lady displaying orolingual dyskinesia (OD) 
caused by Hashithyrotoxicosis (HTx) which was reversed back to normal by short 
course of both oral carbimazole and parental steroid. Case Report: A 23 year old 
female presented with throat discomfort followed by emotional lability, excessive talk, 
associated with protruding movements of tongue and occasionally facial grimacing 
like movements suggestive of OD. Further, she was tachycardic and had diffuse tender 
goiter. Her TSH was less than 0.015 mIu/mL and T4 was 4.62 nmoles/L while the anti-
TPO antibodies were elevated to 1903 IU/mL. Her CSF protein was disproportionately 
elevated (150 mg/dL) with no cells. These features suggested Hashitoxic encephalopathy. 
This patient was started with oral carbimazole 15 mg thrice a day for the management 
of thyrotoxicosis. Two weeks later she was started with intravenous methyl-prednisone 
to achieve complete recovery of Hashimoto’s encephalopathy. At eighth week she 
achieved 90% clinical improvement and her anti-TPO level reduced to 1020 IU/mL.  
Conclusion: OD along with elevated anti-TPO antibodies and thyrotoxicosis could be an 
indicator of Hashimoto’s toxic encephalopathy; that is not yet well studied. 
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Introduction

Orolingual dyskinesia (OD) is characterised by 
unusual focal semi-rhythmic jerks accompanied 
with dystonic movements of mouth and tongue 
[1]. It is usually due to structural lesion in the 
corresponding basal ganglion and an uncommon 
manifestation of systemic diseases. Hashithyroiditis 
(HT) is not an uncommon systemic disorder; 
generally diagnosed by the presence of anti 
thyroperoxidase antibodies (anti TPO) in the serum 
[2]. However, thyrotoxicosis in HT (Hashimoto’s 
thyrotoxicosis) occurs less commonly being under/
misdiagnosed comparing to eu/ hypothyroidism 
which can manifest transiently at early part of the 
illness [3].  

Case Report

A 23 year-old female presented with drooling of 
saliva and throat discomfort for three days. Later, 
she developed abnormal behaviour in the form of 
excessive talk, emotional lability which eventually 
turned into abnormal grimacing like movement in 
peri-oral region; it was slow, irregular, occasionally 
protruding and twisting movements of the tongue 
along with intermittent spontaneous mouth 
opening/pouting suggestive of OD.  She was also 
anxious, tachycardic and having diffuse warm 
tender goiter.  Her higher function examinations, 
cranial nerves and peripheral nerves were normal. 
Full blood count, blood picture, liver function test, 
slit lamp examination of the eyes, renal function 
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test, erythrocyte sedimentation rate, anti-nuclear 
antibodies, anti-streptolysin-O, anti-TSH receptor  
(TBII) antibodies, electroencepahlogram, MRI 
brain and 2D echocardigraphy were also normal. 
Her cerebro-spinal fluid (CSF) protein was 
disproportionately elevated (150 mg/dL) with no 
cells in CSF and normal glucose. Thyroid gland 
assessment revealed serum TSH less than 0.015 
mIu/mL and T4 of 4.62 nmoles/L. 

	 She was diagnosed with thyrotoxicosis 
and started with oral carbimazole 15 mg thrice 
daily and propranolol 40 mg twice daily. After 
two weeks of initial medications and additional 
five days parental methyl-prednisone (0.2 g/kg/
day) she achieved approximately 50% and 90% 
clinical improvements at second and eighth week 
respectively.  In contrast, her anti-TPO level had 
insignificantly reduced from 1903 IU/mL to 1020 
IU/mL by eighth week (reference value <9 IU/mL).  

Discussion

HT, an autoimmune disease, is the common cause 
of primary hypothyroidism that occurs 5-10 times 
more in women than men [4]. The concept on 
autoimmune disorders related to thyroid disorders 
has been highly revolutionized in recent past. 
HT and Grave’s Disease (GD) are considered as 
the parts of two ends of the same spectrum of 
autoimmune pathogenesis process [5]. On the 
other hand, genomic scanning studies in humans 
suggest that these belong to two different and 
unique disease processes related to thyroid gland 
[6] which is further supported by the case reports 
in which the occurrence of HT and GD in the same 
family and GD followed by HT in the same patient 
are studied [7-9]. In addition, there is no sensitive 
biochemical parameters to differentiate each other; 
the diagnosis principally is made according to 
both clinical and laboratory investigations. Thus, 
it cannot be argued that Graves disease and not 
HTx was the cause of the initial thyrotoxicosis in 
this patient, because HTx is distinguished by the 

presence of transient hyperthyroid phase, very high 
titre anti-TPO antibodies and the absence of anti-
TSH receptor (TBII) antibodies [10].   

	 TPO antibodies destruct thyrocytes and 
dysfunction the gland by activating complement 
cascades; this leads to initial transient thyrotoxicosis 
followed by surplus damage of thyroid follicles 
eventually causing overt hypothyroidism. Thus, 
determination of anti-TPO antibodies would serve 
as relatively more sensitive tool for the diagnosis 
of HTx and assessment of its complications. 
Interestingly, the highest levels of anti-TPO and 
high prevalence (80-99%) of sero-positive cases 
have been reported with HT while elevated levels 
of anti-TPO concordantly increase the risk of 
developing overt hypothyroidism [11]. 

	 However, the role of anti-TPO antibodies 
on central nervous system is debatable; it 
might give rise to heterogeneous clinical 
manifestations ranging from cognitive impairment 
neuropsychiatric symptoms, seizures, stroke-like 
episodes, hyper-somnolence to transient tremors 
[2]. Extra-pyramidal manifestations in the form 
of OD have not yet been reported.  A few recent 
case series done on Hashimoto’s encephalopathy 
showed that simultaneously elevated anti-TPO 
and CSF protein with no CSF pleocytosis were 
comparable to our patient with OD [2]. Recently, 
Blanchin et al.  reported that binding of anti-TPO 
antibodies with cerebellar astrocytes results in 
Hashimoto’s encephalopathy [12]. This evident 
pledge the importance of further studies on central 
nervous system presentations related to anti-TPO 
antibodies. 

Conclusion 

OD associated with thyrotoxicosis and highly 
elevated anti-TPO antibodies might serve as a 
useful clinical indicator of Hashimoto’s thyrotoxic 
encephalopathy.
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