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Abstract

Lingual thyroid is a rare developmental disorder, and it is the result of failure of the
thyroid gland to descend from the tongue root to its normal site. The ectopic thyroid with a
functioning gland is even rarer. In this case, we present a 44-year-old female patient with a
complaint of foreign body sensation, progressive dysphagia and dyspnea due to ectopic
thyroid tissue. Her complaints were totally resolved after L-thyroxine treatment. Here we
report a patient with functioning ectopic thyroid tissue who had had bilateral subtotal
thyroidectomy 10 years ago due to multinodular goiter. In conclusion, if progressive
dysphagia, dyspnea, and foreign body sensation occurs in a patient who had thyroidectomy
and living in an endemic goiter region, lingual thyroid may be underlying disorder.
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INTRODUCTION

Lingual thyroid, which occurs due to the defective descent of thyroid gland to
the normal position at the base of the thyroglossal duct, and it is a rare congenital
anomaly (1).

Ectopic lingual thyroid tissue may be localized at sublingual, submandibular,
esophageal, mediastinal region. The prevalence of lingual thyroid is 1 in 1000000
patients, 4-7 times greater in women compared to men. It is seen more common in the
third decade of life (1-2). However, the present case was not associated with endemic
reason and could possibly be due to compensatory thyroid remnant hypertrophy of a
pyramidal lobe after insufficient removal and insufficient hormone replacement.

Patients with lingual thyroid may be asymptomatic or associated with dyspnea,
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dysphagia, dysphonia, bleeding, foreign body sensation of throat. Also,
hypothyroidism may also be seen in lingual thyroid cases. The aim of this report is
to add a new case to the literature in terms of the diagnosis and management of
functional lingual thyroid tissue, and to discuss these topics (3-5).

CASE REPORT

A 44 year old woman was admitted to the outpatient clinic due to swelling at
the base of tongue, foreign body sensation in the throat, progressive dysphagia and
cough for 8 months. Dysphagia was not prominent but the patient claimed that she
had difficulty especially while swallowing stiff food. Ten years ago, the patient had
bilateral subtotal thyroidectomy due to multinodular goiter. She was living in an
endemic goiter region. There was a 3x2 cm mass at the root of the tongue in the
patient’s oral-pharyngeal examination. The other part of physical examination and
biochemical parameters were normal.

The patient had no thyroid hormone replacement therapy for the last six years.
The serum free T3:2.61 pg/ml (N:2.5-3.9), free T4: 0.76 pg/ml (N: 0.61-1.12), TSH:
7.6 uIU/ml (range: 0.34-5.60) levels revealed subclinical hypothyroidism. Serum
anti-thyroidperoxidase antibody levels were normal.

A thyroid scan with Tc%-pertechnetate found bilateral thyroid tissue left after
subtotal thyroidectomy as well as between these subtotally operated lobes (Fig. 1).
Thyroid replacement therapy was started after the diagnosis of hypothyroidism.
Two months later, the complaints regarding hypothyroidism and mass effect
decreased. She was followed up 11 months and during the last control, the patient

Figure 1. Thyroid scan-showing Tc%9-pertechnetate uptake along thyroglossal
duct and thyroid remnants after thyroidectomy
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was completely asymptomatic in terms of hypothyroidism and mass effect. In this
case, surgical operation was not planned for lingual thyroid due to the loss of
symptoms and signs related to mass effect such as dysphagia and dyspnea.

DISCUSSION

Lingual thyroid is a rare condition localized at the midline of tongue root. Its
size may vary from millimeters to centimeters. Symptoms and signs may change
according to the size of ectopic gland. The incidence has been reported to be 1 in
100,000. However, the prevalence of ectopic thyroid tissue is 10 % in postmortem
reports. The first patient with lingual thyroid was reported by Hickman et al. in
1869. The case died after the birth due to respiratory stress (5-7). Lingual thyroid is
more common in females in comparison to males. The symptoms and signs of these
patients are commonly seen in puberty, pregnancy and menopause due to increased
serum TSH levels causing the gland hypertrophy. Also, the need for thyroid
hormone-thyroxine as a replacement therapy increases in these periods (8-10).

The patient with lingual thyroid became symptomatic after bilateral subtotal
thyroidectomy. The case did not use thyroid hormone replacement therapy for 6
years. During this period, increased TSH levels after surgery caused hypertrophy of
the ectopic thyroid tissue. In order to synthesize enough thyroid hormone, the
thyroid tissue became hyperplasic and this mass effect resulted in progressive
dysphagia. Also, the living in an endemic goiter region has a role in the
development of the tissue hypertrophy and mass effect (11-13).

In the diagnosis of lingual thyroid, sonography, computerized tomography,
magnetic resonance imaging and thyroid scan can be used after physical examination.
The scintigraphy can have a more important role for the functionality of the tissue (13).

In the current patient, the diagnosis was confirmed by clinical findings,
radiological studies and thyroid scan. Medical and surgical approaches are used in
the management of lingual thyroid. Euthyroid and asymptomatic patients should be
followed regularly. Radioactive iodine therapy is an alternative approach in the
treatment of this disorder (13-14).

However, hypothyroidism may be seen after this therapy as a complication. In
these patients, thyroid hormone replacement therapy has beneficial effects in terms of
symptoms and signs due to hypothyroidism and mass effect as in our case (14-16).

There are many surgical methods in the management of lingual thyroid such as
total thyroidectomy, transposition and trans-oral laser excision. If recurrent bleeding,
progressive dysphagia, airway obstruction occurs in these patients, surgical therapy
should be applied (13-14). These patients need regular follow-up visits, in order to
monitor the state of thyroid function and the size and shape of the gland.

As in our case living in an endemic goiter region, if there is hypothyroidism,
the most important symptoms related to mass effect are progressive dysphagia,
cough and dyspnea due to this disorder. Ectopic thyroid tissue can be functional

379



LYetim et al.

after hypothyroidism and it causes mass effect as in our current report. Therefore,
we should keep in mind that if progressive dysphagia occurs in a patient who had
thyroidectomy and living in an endemic goiter region, lingual thyroid may be the
underlying disorder (14-17). Though being a rare entity; malignant lingual thyroid,
follicular cancer, or exceptionally medular cancer, may occur in such ectopic
thyroids (18).

In conclusion, if there is a mass at the root of the tongue, lingual thyroid or
should be thought for differential diagnosis.
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