Case study

A Rare case report of ectopic lingual thyroid with
subclinical hypothyroidism

ABSTRACT

Ectopic thyroid gland located in the midline of the tongue due to the embryonic failure to descend to
the anterior neck is an uncommon clinical entity, known as lingual thyroid (LT).
Patients with LT tissue can experience a range of clinical manifestations, depending upon the extent

of the obstruction due to an enlarged thyroid or symptoms related to thyroid dysfunction.

Herein, we report a 38-year-old female who presented with dysphonia associated with foreign body
sensation in the throat for three months.

Based on clinical examination, assessment of thyroid function and radiological findings, the patient

was diagnosed as LT with subclinical hypothyroidism

Conservative approach with thyroid hormone suppression resulted in size reduction of ectopic thyroid

gland and a complete resolution of dysphonia.
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1. INTRODUCTION
The thyroid gland is typically located in the anterior neck and spans the C5-T1 vertebrae [1].

Ectopic thyroid tissue is caused by failure in descent of thyroid gland from the foramen cecum to its
normal location during embryogenesis and when is situated at the tongue base, it is known as lingual
thyroid (LT).

The estimated incidence of ectopic thyroid is one case per 100,000 people [2,3],which is even more
frequent among individuals with thyroid disorders ,with a prevalence rate ranging from 1 /4000 to
1/8000 cases [4].

The lingual thyroid (LT ) is uncommonly observed in clinical practice and it affects 1/100000 to
1/300000 people [5].

Nevertheless, it represents the most common site of all ectopic thyroids (> 90 %) [3].

Lingual thyroid is more prevalent in female (70-80%) [2,5].

Patients with lingual thyroid are commonly asymptomatic [6), until the ectopic gland begins to increase
in size leading to dysphonia ,dysphagia ,dyspnea or bleeding and may be associated with thyroid
disorders [3].

Meticulous physical examination, hormonal profile and radiological tools are imperative to success the
management of lingual thyroid [7,8].

In the present case, we report a rare case of lingual thyroid (LT) associated with subclinical
hypothyroidism.

2. CASE REPORT

A 38-year-old non-smoker female presented to our department with a history of dysphonia for several
months, with a foreign body sensation, especially during swallowing. She additionally reported a long-
standing infertility for five years. There was no family history of thyroid disorders or autoimmune
diseases.

On admission, her vital signs were within normal range.

Throat examination revealed a well-defined nodular lesion in the midline of the tongue base measuring

2 cm without sings of hemorrhage (Fig. 1).



Fig. 1. Throat examination revealing a 2-cm nodule at the base of the tongue

Neck examination demonstrated absence of thyroid gland on palpation.
Neck ultrasonography (USG) did not detect thyroid tissue in its usual site. There were no enlarged

cervical lymph nodes (Fig. 2).

Fig. 2. Ultrasonography (USG) of the neck showing absence of thyroid tissue

Contrast-enhanced computed tomography (CT) scan showed a well-defined hyperdense homogenous
enhancing mass measuring 19 x 15 x 19 mm extending from the base of the patient's tongue to her

epiglottis (Fig. 3). There was no thyroid gland seen in the orthotopic site.



Fig. 3. Contrast-enhanced computed tomography (CT) scan of neck showing a well-defined
homogenous enhancing nodule in the midline of the base of the tongue measuring 19 x 15 x 19
mm

Thyroid scintigraphy with technetium (99mTc) pertechnetate confirmed an increased uptake on the
superior lingual region and the absence of thyroid tissue in the usual location.

Thyroid function tests showed normal FT4 :13,8 pmol/l (reference range :9-22 pmol/l) and moderately
elevated TSH :5,8 mUl/I (reference range :0,27-4,2 mUl/l).

Screening for thyroid peroxidase (TPO) antibodies and thyroglobulin-antibodies was negative.

Based on the physical examination, thyroid function evaluation and imaging findings, the diagnosis of
ectopic lingual thyroid with subclinical hypothyroidism was made.

Conservative management with hormone suppression was considered and the patient was started on
50 g of levothyroxine, given daily.

Hormone suppression therapy resulted in a complete clinical resolution by 3 months with a
remarkable decrease of the lingual gland. TSH was 1,3 mUl/l.

The patient is now on a regular follow-up since four years and continues on levothyroxine 75 pg daily.



3. DISCUSSION

Embryologically, the thyroid gland is the first of the body's endocrine glands to develop during prenatal
development, on approximately the 24th day of gestation [1].

It descends to end up at the pretracheal space inferior to the thyroid cartilage [8].

The failure of this embryonic migration to the orthotopic position leads to an ectopic thyroid gland [4].
Although it represents a rare clinical entity, lingual thyroid is the most common ectopic location of the
thyroid gland followed by sublingual and prelaryngeal thyroid. Ectopic thyroid tissue may be also
located in other rare sites such as the cardiac muscle, esophagus, duodenum, mesentery of the small
intestine, lung, breast ,ovary ,uterus , pancreas and adrenal gland [2].

Hickmann reported the first case of lingual thyroid in 1869 [7].

The estimated incidence of ectopic thyroid is one case per 100,000 people [2,3].

Females account 60-80 % of all cases .The average age of presentation is nearly 40 years old [3].
Although the pathogenesis of this embryological anomaly is unknown, genetic studies have
demonstrated that mutations of genes encoding the transcription factors Foxel (TITF-2), TITF-1
(Nkx2-1) and PAX-8 may be implicated in aberrant migration of the thyroid gland [9,10].

Furthermore, some authors reported that maternal antithyroid immunoglobulins could be involved in
failure of the gland to descend to its anatomical position, during early embryogenesis [5,6].

Most patients with lingual thyroid are asymptomatic, as some cases are discovered fortuitously.
Symptoms are often related to mass effect of the ectopic gland as well as dysthyrodism. Most of
clinical manifestations are caused by oropharyngeal obstruction, and may include dysphonia,
dysphagia, dyspnea, foreign body sensation in the throat or bleeding [11,12].

In the reported case, dysphonia was the chief complaint that stimulated the search for diagnosis.
Palpation of the neck is a crucial part of physical examination to assess the thyroid gland in its normal
location [11].

On oral cavity examination, lingual thyroid (LT) typically presents as a midline nodule in the base of
the tongue [12].

Additionnaly,LT is more frequent among patients with thyroid disorders [11].

Ectopic thyroid gland may become goitrous and hypothyroidism may occur in 33 % of cases.

Then, LT has rarely malignant potential with an incidence rate of 1 in 300 cases [13].

Most common tumors are papillary carcinomas. Nevertheless, medullary, follicular and papillary
Hurthle cell carcinomas have also been reported [14].

Once the LT is suspected clinically, imaging allows the physician to confirm the diagnosis, assess the
extent, and identify complications.

Ultrasonography (USG) is a noninvasive routine tool demonstrating the absence of the orthotopic
located gland in most cases and revealing the ectopic thyroid tissue [5].

Color Doppler may help to determine the vascularity of the nodule.



Computed tomography (CT) and magnetic resonance imaging (MRI) are extremely valuable tools to
identify the location of the ectopic thyroid gland, detect calcifications and recognize its relation to the
surrounding structures. On CT, ectopic thyroid tissue presents the same characteristics of orthotopic
thyroid gland, a midline well-circumscribed homogenous nodule with a mildly increased attenuation
(70 HU * 10) compared to adjacent muscles, as a result of its iodine content [11,15].

Radioisotopic exams (99m Tc: technetium-99m pertechnetate and/or ***

lodine) may be performed to
localize ectopic thyroid tissue and detect an orthotopic thyroid gland [8].

Fine-needle aspiration cytology (FNAC) is helpful to attest the ectopic thyroid tissue and to exclude
malignancy [3].

Thyroid function tests should further be carried out to screen for thyroid disorders.

Management of the ectopic LT is mainly dependent on the severity of symptoms, thyroid function and
complications.

For asymptomatic euthyroid patients, observation is recommended and a regular follow-up is essential
[2]. Patients who develop subclinical or overt hypothyroidism with symptoms related to mass effect
on regional structures are treated conservatively with suppressive therapy with levothyroxine in order
to reduce the size of the ectopic gland ,such as the one described in the present report [16].

Surgical management is justified in cases of lingual thyroid uncontrollable with thyroid hormone
supplement and patients with serious airway obstruction, ulceration, hemorrhage and malignancy [17].
Generally, a transcervical or transmandibular approach is performed [18,19].

Then, surgical excision of the only functioning thyroid tissue requires lifelong thyroid hormone

replacement.

4. CONCLUSION

Lingual thyroid (LT) is a rare condition in clinical practice. Its approach should be multidisciplinary,
taking into account the patient's hormonal status as well as the clinical condition of the lesion.
Conservative strategy represents a legitimate approach for many cases such as mild symptoms and

subclinical hypothyroidism.
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