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Abstract:

Although extremely rare, the presence of ectopic thyroid tissue in the sublingual
region should be considered in the differential diagnosis of masses in the cervical
region. Diagnosis is confirmed by Fine-needle Aspiration\Biopsy Cytology and
exclusion of malignancy by histopathologic analysis of the lesion. In general,
surgery should not be attemptrd before radioisotope scan is obtained as this might
be the only functioning thyroid tissue.

This is a rare case of ectopic thyroid in the sublingual region reported in a
Sudanese girl; it was diagnosed after radioisotope thyroid scan and proved to be the
only functioning thyroid tissue.
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Introduction:

Ectopic thyroid tissue is a rare condition 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 23, It is frequently found
around the course of the thyroglossal duct or laterally in the neck which may or
may not coexist with a normal thyroid gland, as well as in distant places such as the
mediastinum and the subdiaphragmatic organs * > ©. Although most cases are
asymptomatic, symptoms related to tumor size and its relationship with surrounding
tissues may also appear. Any disease affecting the thyroid gland may also involve
the ectopic thyroid, including malignancy. Hence, it should be considered in the
extensive differential diagnosis of neck masses.

Failure in the median descent often results in a lingual thyroid -®. In some rare
cases, the lack of merging of the lateral cell clusters with the median can cause a
lateral ectopic thyroid gland * 7). When this occurs, thyroid tissue is located in the
submandibular region. (4, 7, 8, 9, 10)
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Case Report:

A seven years old Sudanese girl presented with a neck swelling in the submental
region. The swelling was noticed by her parents few months after birth. The
condition was otherwise asymptomatic. There were no symptoms regarding the
mouth, ears or nose and no airway or swallowing difficulties. There were no other
systemic or general symptoms.

Physical examination revealed a rounded neck swelling in the sublingual region,
measuring about 3 cm in diameter, not hot or tender, firm, with smooth surface,
attached to deep structure, moves with swallowing and protrusion of the tongue and
not compressible or pulsatile. No thyroid was felt in its normal position or any other
cervical swellings (figure 1).

(@) (b)

Figure 1: Patient’s photo showing the mass; (a) profile and (b) front view.
A provisional diagnosis of a thyroglossal duct cyst, supra hyoid type was made. A
fine-needle aspirate of the swelling showed proteinaceous background and clumps
of bland follicular cells, features were suggestive of thyroglossal cyst. There was no
evidence of malignancy.
Thyroid radioisotope scan and uptake with 99m Tc pertechnetate 52 MBq showed
intense uptake in the submandibular area which corresponds to the clinical palpable
mass suggestive of sublingual thyroid. The percentage of thyroid uptake was
normal. No other thyroid tissue was seen in the normal anatomical position of the
thyroid (Figure 2). So the diagnosis became clearly of ectopic, sublingual, thyroid
and more interesting it was the only functioning thyroid tissue.
Further studies included thyroid hormones which were within normal limits. Full
blood count showed low haemoglobin of 55% with peripheral blood picture
suggestive of iron deficiency anaemia.
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The condition was explained to the parents and they were advised not to seak
surgical treatment.

Figure 2: Thyroid radioisotope scan and uptake showing intense uptake in the
submandibular area which corresponds to the clinical palpable swelling
suggestive of sublingual thyroid.

Discussion:

Ectopic thyroid is defined as thyroid tissue not in the normal anatomical position;
anterolateral to the second, third and fourth tracheal rings® *4 519 1t is the most
common form of thyroid dysgenesis, accounting for 48-61% of all cases.(”

The first case of ectopic thyroid was published in 1869 by Hickman, who described
a lingual thyroid in a newly-born baby that underwent suffocation 16 hours after
birth as a consequence of a tissue mass that caused upper airway

obstruction. 49

Ectopic thyroid tissue usually occurs in the midline, from the foramen caecum to
the mediastinum as a result of abnormal median migration and is rarely present
lateral @5 91011 Ectopic thyroid along the line of the cervical midline can be
explained by non-migration or by excessive migration of thyroid tissue. 4512 A
lingual location is most common, accounting for 90% of the reported cases ¢ 4 > 6
10.11.12) Other rarely involved sites are the mediastinum, lungs, porta-hepatis,
duodenum, esophagus, heart, breasts, and intra-tracheal area 2. Presence of
ectopic thyroid tissue in the submandibular region is extremely rare, ¢ 48.910.11)
From a clinical standpoint, patients present with a cervical mass which is palpable,
mobile and painless that can be associated with thyroid hyperfunction or
hypofunction - V. Diseases that affect the normal thyroid gland can also affect the
ectopic tissue, but benign or malignant neoplastic alterations that affect the ectopic
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thyroid tissue are very rare 4568 | ess than 1% of ectopic thyroids are reported
to have malignant transformation.

Although rare, diagnosis of ectopic thyroid should be considered in the
investigation of sublingual, lingual and submandibular masses 56 8- 1 |n the
neck, ectopias are clinically indistinguishable from other pathologies, such as

lymph nodes, tumors of the salivary glands or cysts ©. In addition to clinical history
and physical examination, FNAC, ultrasonography and thyroid scan are

useful for initial assessment.® 1

Generally, diagnosis of ectopic thyroid is confirmed by fine-needle aspiration
biopsy and differentiation between a benign and a malignant lesion is made only
through histological assessment 5 6:8.13),

The treatment of ectopic thyroid depends on factors such as mass size, local
symptoms, age of the patient, functional status of thyroid gland and complications
(ulceration, hemorrhage and neoplasia) © 19, Surgical excision is to be planned only
after confirmation that this is not the only functioning thyroid tissue and
histopathological evaluation of the mass.

In the current case the ectopic thyroid was in the sublingual region which is
extremely rare. Thus, clinically the first impression of such a congenital, solitary
and painless swelling pointed towards thyroglossal duct cyst, supra hyoid type.
FNAC in this case matched that provisional diagnosis. Radio-isotope scan proved
that the mass was the only functioning thyroid tissue. Surgery was not considered
and the condition was explained to the parents.

Conclusion:

Cases of ectopic thyroid in the sublingual region are extremely rare and should be
suspected in patients with cervical masses, with or without normally located
thyroid. Workup should include, FNAC and ultrasonography. radioisotope scaning
is particularly indicated before any surgical intervention, as the swelling may be the
only functioning thyroid tissue.
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