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Neck-tongue syndrome (NTS) is rare, and characterized by unilateral upper neck or occipital pain and paresthesia in the
ipsilateral hemisphere of the tongue due to neck movement. Treatment for NTS is mainly conservative.
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| 1. Introduction

Neck-tongue syndrome (NTS) is a very rare clinical condition defined by the International Headache Society (IHS) as
“painful lesions of the cranial nerves and other facial pain” . Characteristic symptoms of NTS include unilateral upper
neck or occipital pain, and paresthesia of the ipsilateral half of the tongue due to neck movement . Past studies of
prevalence have shown that NTS is a rare case, estimated to occur in 0.22% of adults 2!,

According to the reported characteristics of NTS, it can be divided into uncomplicated NTS and complicated NTS 4,
Uncomplicated NTS is related to idiopathic, hereditary, and trauma, and complicated NTS is reported to appear in patients
with underlying diseases . For this reason, differential diagnosis is considered very important, and related diseases
include cervical artery dysfunction, vertebrobasilar insufficiency (VBI), transient ischemic attack, migraine, ligamentous
insufficiency, and Chiari-1 malformation [ZIBIIZIE],

In the study of Lewis et al. [, an autosomal dominant genetic pattern was reported through three cases as a genetic trait,
and although symptoms were present in adolescence, the symptoms disappeared in adulthood. For this reason, it can be
suggested that the pathogenesis according to age may be different. In other words, structural abnormalities in NTS
appearing in adults are found, but rarely reported in adolescents. The pathogenesis reported so far is that stimulation of
the C2 ventral branch, which is transmitted through the afferent proprioceptive nerve from the lingual nerve to the C2
nerve root and cervical plexus through anastomosis with the sublingual nerve, causes tongue paresthesia B9,

Classification of reported treatments for NTS can be divided into pharmacological and non-pharmacological treatments.
Pharmacological treatments include antiepileptic drugs, antidepressants, neuropathic pain modulators, and nonsteroidal
anti-inflammatory drugs U2 Non-pharmacological treatments include cervical collar, physical therapy, exercise, and
neuromuscular re-education 4113

| 2. Neck-Tongue Syndrome

Table 1 summarizes the characteristic symptoms of the neck and tongue for NTS and the results of the interventions and
treatments. In the six case reports BIL3II4IISIGIAT  symptoms and treatments were relatively similar. Although patients’
ages were similar, most patients were in their 20s or younger, and the number of women was relatively high.

As defined in the study of Lance and Anthony &, there were unilateral upper neck or occipital pain and paresthesia in the
ipsilateral hemisphere of the tongue due to neck movement. This caused neck pain due to the sudden rotation. In
addition, accompanying symptoms not reviewed in this study included dysarthria, numbness of the mastoid process
region, facial paresthesia, and numbness in the upper extremities @&, As a further note, in a systematic review reported
in 2018, 39 patients were analyzed 281, In this study, most of these patients had NTS onset at childhood or adolescence,
and those affected were mostly women (56%). Ligament laxity during growth and development and some genetic factors
were reported to be causes of the early onset age. In other studies on NTS episodes, there were cases of cervical
osteoarthritis B9 and in magnetic resonance imaging (MRI) studies, there were cases of retrocerebellar arachnoid
cysts 29,

Although non-surgical methods for managing NTS are common, a study on the surgical management of NTS confirmed
that symptoms were relieved by resolving the compression on the C2 spinal nerve by the protuberant atlantoaxial joint 211,



In the pharmacological and non-pharmacological interventions included in non-surgical interventions, pharmacological
interventions were performed only in the Allen et al. 4 study. In the other five case reports, manual therapy, exercise, and
cervical collar were found to be effective.

Differential diagnoses of idiopathic and post-traumatic NTS can be made by considering the accompanying symptoms.
Treatment may include using a neck collar or medication to relieve symptoms, and manual therapy and exercise appear to
be appropriate as an intervention. However, in a review by Gelfand et al. 18, pathologically, when ankylosing spondylitis
and rheumatoid arthritis are accompanied by chronic pain and joint instability in the cervical spine (C1, C2), it is difficult to
explain the pain of NTS neurologically. Furthermore, what can be said to be different from our study is that there is no
advantage of spinal manipulation therapy for the type of suspected instability. However, in childhood and adolescence
cases, there are cases of compression due to shortness of the scalenus and congenital abnormalities or shortness of the
sternocleidomastoid muscle. At this time, symptoms are improved through the effect of manual therapy for the absence of
neuromuscular control development of muscles and ligaments due to neurophysiological pathology and structural
instability 22 Therefore, it is suggested that interventions such as spinal manipulation therapy, manual therapy, exercise,
and neuromuscular re-education can be helpful as a conservative treatment method.

Although it is a syndrome with a relatively low incidence and long-term discomfort, randomized controlled trials are difficult
to conduct, but it is worth studying the most effective management through a long-term cohort study. In addition, in items
b, ¢, and d of ICHD-3, first, diagnosis of intermittent pain rather than chronic pain when there is no neck movement,
second, sharp pain during rotation, accompanied by paresthesia of the tongue, and third, there is partial agreement as it is
essential for the diagnosis of NTS pain that the duration of treatment ranges from a few seconds to a few minutes.
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