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Abstract:
Ectopic thyroid tissue is a rare entity resulting
from developmental defects at early stages of
thyroid gland embryogenesis, during its passage
from the floor of the primitive foregut to its final
pre-tracheal position. It is frequently found along
the course of the thyroglossal duct or laterally in
the neck, as well as in distant places such as mediastinum and subdiaphragmatic organs. Presence of thyroid tissue in buccal mucosa is a rare
presentation of thyroid ectopia. No such case has
been reported in the world literature. We report
a case of ectopic thyroid tissue in buccal mucosa
in a seven years old male child who presented
with a gradually increasing swelling in the right
buccal mucosa. Aspiration cytology was suggestive of squamous papilloma.

This also protects the recurrent laryngeal nerve
from damage. Capsular dissection helps in protecting the recurrent laryngeal nerve and also
protects the blood supply of parathyroid glands.
Minimally invasive transoral excision with CO2
laser was done and the tissue was sent for histopathology which revealed heterotopic thyroid
tissue with follicular adenoma. Thyroid function
tests suggested euthyroidism. Ultrasonography
of the neck showed a normal thyroid gland in its
normal location.
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Introduction:
Ectopic thyroid tissue is a rare entity resulting
from developmental defects at early stages of
thyroid gland embryogenesis, during its passage
from the floor of the primitive foregut to its final
pre-tracheal position. It is frequently found along
the course of the thyroglossal duct or laterally in
the neck, as well as in distant places such as mediastinum and subdiaphragmatic organs.[1] Presence of thyroid tissue in buccal mucosa is a rare
presentation of thyroid ectopia. No such case has
been reported in the world literature. We report
a case of ectopic thyroid tissue in buccal mucosa
in a seven years old male child who presented
with a gradually increasing swelling in the right
cheek.

The tissue was sent for histopathology which revealed heterotopic thyroid tissue with follicular
adenoma (Figure 1). Since the diagnosis of ectopic thyroid was made post-operatively, the child
was further evaluated for the presence of eutopic thyroid tissue and thyroid function. Thyroid
function tests suggested euthyroidism. Ultrasonography of the neck showed a normally located
thyroid gland which was normal in size, shape
and echotexture.

Case Report:
A seven years old male child presented with the
history of a swelling in the right buccal mucosa
first noticed about eight months back. The swelling was gradually increasing in size with no history of pain, ulceration or bleeding from the swelling. Birth history and developmental milestones
were normal. A detailed general and systemic
examination did not reveal any abnormality. Local examination revealed a 1 × 1 centimetre, solid, soft, smooth margined, mobile and non tender mass covered with intact mucosa in the right
cheek.
Fine needle aspiration cytology (FNAC) was done
which was suggestive of squamous papilloma.
The child underwent minimally invasive transoral excision of mass using CO2 laser.

HPE picture showing hypertrophied thyroid tissue

Discussion:
Ectopic thyroid refers to the presence of thyroid
tissue in locations other than the normal anterior
neck region between the second and fourth tracheal cartilages. It is the most frequent form of
thyroid dysgenesis, accounting for 48-61% of the
cases.[2]
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In 1869, Hickman reported the first case of ectopic thyroid tumour of the base of the tongue,
pressing down the epiglottis on the larynx and
causing death by suffocation sixteen hours after
birth.[3] Prevalence of this condition is reported
to be between 1 per 100,000-300,000 persons.
To date, about 500 cases have been reported in
the literature.[4] Lingual thyroid is the most common type accounting for 90% of cases, while sublingual types which may be suprahyoid, infrahyoid or at the level of the hyoid bone are less frequently encountered.[5] Other locations include
the trachea, submandibular, lateral cervical regions, axilla, palatine tonsils, heart, ascending
aorta, thymus, oesophagus, adrenal gland, ovary,
fallopian tube, uterus and vagina.[6] But the
presence of thyroid tissue in the buccal mucosa
has not been reported in the literature.
Thyroid gland is the first of the body’s endocrine
glands to develop, as a proliferation of endodermal epithelial cells on the median surface of the
developing pharyngeal gut between the 1st and
2nd pharyngeal pouches and descends in front of
the hyoid bone and the laryngeal cartilages to
reach the final position in front of the trachea in
the 7th week of gestation. Although the molecular mechanisms involved in thyroid dysgenesis
are not fully known, genetic research has shown
that the gene transcription factors TITF-1(Nkx21), Foxe1 (TITF-2) and PAX-8 are essential for thyroid morphogenesis and differentiation. Mutation in these genes may be involved in abnormal
migration of the thyroid or heterotopic differentiation of uncommitted endodermal cells.[2,7]

Ectopic thyroid may become goitrous and may
be associated with either hypofunction or hyperfunction. Sometimes, benign or malignant neoplastic changes can occur in ectopic thyroid tissue. The majority of these tumours are described
as being of the follicular type, while papillary
forms comprise 23%. This is in contrast to normal
thyroid gland neoplasms, of which papillary tumours form the predominant form.[6]
Radionuclide thyroid imaging employing technetium-99m pertechnetate, iodine-131 or iodine
123 is useful in the evaluation for ectopic thyroid. Thyroid tissue takes up the radioisotope
and this helps in localizing the ectopic thyroid
and at the same time in determining the presence of a eutopic thyroid gland.[4] High resolution ultrasound scanning is also favoured in the
initial assessment, especially in patients presenting with neck masses. It is non-invasive, cost
-effective and does not expose patients to ionizing radiation. At the same time it can be used to
determine the presence of a eutopic thyroid.[8]
CT scan and MRI are useful when a eutopic thyroid gland is not identified by ultrasound. Tissue
biopsy for histology or fine needle aspiration cytology (FNAC) is important to confirm the diagnosis and rule out malignancy.[9]
Asymptomatic euthyroid patients with ectopic
thyroid do not usually require therapy but are
kept under observation.
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In patients with hypothyroidism, suppressive therapy
is administered using exogenous thyroid hormone.
This suppresses the TSH level and causes reduction in
the size of the gland. Euthyroid patients with mild
obstructive symptoms can also benefit from suppressive therapy.[10]

Surgical intervention is indicated when severe
obstructive symptoms, bleeding, ulceration,
cystic degeneration and malignancy occur or for
cosmetic reasons. It is important to determine
the presence of a normally located thyroid gland
before removal of the ectopic tissue to avoid hypothyroidism.[4,11] Radioactive iodine 131 therapy is an alternative to surgical ablation. It is indicated in patients who are not fit for surgery, in
those who refused operation and where surgical
resection is not feasible due to anatomical difficulties. It is contraindicated in pregnant women
and avoided in younger paediatric patients.[10]

Ectopic thyroid remains a rare entity with buccal
mucosa as a site of presentation reported nowhere in the literature. Therefore we decided to
report this case and have a brief review about its
various aspects.

References:
1.
Noussios G, Anagnostis P, Goulis DG, Lappas D, Natsis K. Ectopic thyroid tissue: anatomical, clinical and surgical implications of a rare entity. Eur J Endocrinol 2011 Sept; 165(3): 375-82.
2.
Felice MD, Lauro RD. Thyroid development and its disorders: Genetic and molecular
mechanisms. Endocrine Reviews 2004; 25: 72246.
3.
Hickman W. Congenital tumor of the base
of the tongue, pressing down the epiglottis on
the larynx and causing death by suffocation sixteen hours after birth. Trans Pathol Soc Lond
1869; 20: 160-1.
4.
Yoon JS, Won KC, Cho IH, Lee JT, Lee HW.
Clinical characteristics of ectopic thyroid in Korea. Thyroid 2007; 17: 1117-21.
5.
Batsakis JG, El-Naggar AK, Luna MA. Thyroid gland ectopias. Am Otol Rhinol Laryngol
1996; 105: 996-1000.
6.
Ibrahim NK, Fadeyibi IO. Ectopic thyroid:
etiology, pathology and management. Hormones
2011; 10(4): 261-9.

An Initiative of The drtbalu’s Otolaryngology online

7.
Gillam MP, Kopp P. Genetic regulation of
thyroid development. Curr Opin Pediatr 2001;
13: 358–63.
8.
Ohnishi H, Sato H, Noda H, Inomata H,
Sasaki N. Color Doppler ultrasonography: diagnosis of ectopic thyroid gland in patients with congenital hypothyroidism caused by thyroid dysgenesis. J Clin Endocrinol Metab 2003; 88: 514549.
9.
Wong RJ, Cunningham MJ, Curtin HD.
Cervical ectopic thyroid. Am J Otolaryngol 1998;
19: 397-400.
10.
Rahbar R, Yoon MJ, Connolly LP, et al. Lingual Thyroid in Children: A Rare Clinical Entity.
Laryngoscope 2008; 118: 1174-79.
11.
Talwan N, Mohan S, Ravi B, Andley M,
Kumar A. Lithium-induced enlargement of a lingual thyroid. Singapore Med J 2008; 49: 354.

An Initiative of drtbalu’s Otolaryngology online

