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Dual ectopic thyroid — A rare case report
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ABSTRACT

Introduction: Congenital anomalies are very uncommon in thyroid gland and dual ectopic thyroid (DET)is
even more rare entity. Till date only about 30 cases of DET have been reported in the world literature,
majority of them being in the anterior midline neck region'

Case Report: Here we report a case of a seven year old male child with dual ectopic thyroid in lingual
and subhyoid regions with mild hypothyroidism. The diagnosis of DET was based on CT scan findings
and FNAC of the subhyoid swelling. The normal thyroid gland was not visualized in the neck on CT scan.
The microscopyof the aspirate revealed abundant thick and thin colloid with normal thyroid follicular cells
arranged in small sheets and clusters along with cyst macrophages confirming the swelling to be of thyroid

ETT
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origin.

a diagnosis

Conclusion: Ectopic thyroid tissue is a rare entity and dual ectopic thyroid with absence of thyroid gland
in its normal location is extremely rare. Clinical, radiological and cytological analysis helps in arriving at

© 2019 Published by Innovative Publication. This is an open access article under the CC BY-NC-ND

license (https://creativecommons.org/licenses/by/4.0/)

1. Introduction

Ectopic thyroid tissue (ETT) is a rare entity which occurs
due to a developmental disorder in embryonal life in which
the thyroid tissue fails to migrate completely from the
midline plane of the floor of the pharyngeal gut to its
usual pretracheal location in the third week of foetal life.
The prevalence of ETT is estimated to be 1 in 100000 to
300000 in the world.! The entity ETT was first described by
Hickman in 1869 in a newborn who was suffocated due to
upper airway obstruction 16 hours after birth due to ectopic
thyroid tissue.”? ETT may be located in the lingual (at the
base of the tongue), sublingual (below tongue), prelaryngeal
(subhyoid) or substernal (mediastinal) region. However,
a dual ectopic thyroid (DET) is a very rare entity. Till
date only about 30 cases of DET have been reported in
the world literature, majority of them being in the anterior
midline neck region.® Mo st of these cases presented in the
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adolescent period and lingual and sublingual thyroid was the
most common location with subhyoid region being the most
common second ectopic location for the thyroid tissue.

Here we report a case of a seven year old male child with
dual ectopic thyroid in lingual and subhyoid regions with
mild hypothyroidism. The diagnosis of DET was based on
CT scan findings and FNAC of the subhyoid swelling.

2. Case Report

A seven year old male child presented to our diagnostic
centre with complain ts of anterior neck swelling since one
year. On examination, the swelling was diffuse, in the
region of the thyroid gland and moved with degluttition.
A presumptive diagnosis of a thyroid swelling was made
clinically. There was no dyspnoea, change in voice or
swallowing difficulty or any pressure symptoms due to the
swelling. The detailed history did not indicate any thyroid
hormone abnormality such as tiredness, constipation, cold
intolerance etc. On examination the swelling was well
defined ,firm in consistency and moving with degluttition
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approximately measuring 2.3 x 1.3 cm in size. There was
no cervical lymphadenopathy The thyroid function tests
revealed a mild hypothyroidism with T3value - 1.61 ng/ml
(Normal range 0.9-2.4), T4 value - 8.8 ug/dl(normal range
5.5 -12.8)and TSH value 11.3 ulU/ml(0.35-5.5).

A non-contrast CT of neck was performed.The normal
thyroid gland was not visualized in the neck.

There was evidence of a well defined rounded
hyperdense soft tissue structure in the midline anterior to the
larynx just below the hyoid bone measuring approximately.
23 x 1.3 x 1.5 cm. (Figure 4). A similar smaller
hyperdense nodular structure was also seen in the midline
at base of tongue which measured approx. 1.2 x 1.0
x 1.2 cm(Figure 3). The naso, oropharynx and the
larynx appeared unremarkable. The salivary glands were
unremarkable. The normal thyroid gland was not visualized
in the neck. (Figure 2). A provisional diagnosis of dual
ectopic thyroid tissue (lingual and pre-laryngeal) was made
and a fine needle aspiration cytology was advised.FNAC
was performed with a 23 guage needle and a blood mixed
fluid was aspirated. The microscopy revealed abundant
thick and thin colloid with normal thyroid follicular cells
arranged in small sheets and clusters along with cyst
macrophages confirming the swelling to be of thyroid origin

(Figure 1).

L

Fig. 1: Cytology showing benign follicular cells and colloid

3. Discussion

Congenital anomalies are very uncommon in thyroid gland
and dual ectopic thyroid (DET)is even more rare entity. The
ectopic thyroid tissue (ETT) may be located anywhere in the
neck in suprahyoid, subhyoid ,laryngeal region as well as in

Fig. 2: Showing absent thyroid gland on CT scan

Fig. 3: Showing ectopic thyroid at base of tongue

Ectopic In The Midline Anterior
To Larynx
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Fig. 4: Showing ectopic thyroid in the midline neck anterior to
larynx
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trachea, oesophagus, pericardial, diaphragm, branchial cysts
etc. It can also be found in rare locations like parathyroid
region, lymph nodes in the cervical region and even in the
mesentery, adrenals and along the bifurcation of the Carotid.
ETT to be present in two locations is very rare and at more
than two sites is extremely rare finding. Only two cases of
ETT in three locations have been reported in literature till
date.’

The cause of DET is still unclear but one theory
proposes that the antithyroid antibodies of the mother
may cause arrest of descent of the thyroid gland in its
normal location and cause thyroid hormone abnormalities
later in the life of the affected child.* In about 90% of
the patients, lingual thyroid is the most common site and
normal thyroid tissue is absent in about 75% of these
patients.> In DET, it is extremely rare to find thyroid gland
in its normal location. Kuehn et al in 1966 reported the
first case of dual ectopic thyroid with normal pretracheal
thyroid gland.® Clinically an ectopic thyroid gland becomes
evident during adolescence or during pregnancy because
of increased requirement of thyroid hormone during this
period. It is estimated that about 55%of the patients present
with clinical signs and symptoms of thyroid dysfunction
during this period.” However, in our case, although the
child did not have any symptoms of thyroid hormone
dysfunction, but his TSH was raised. Hormone production
by ETT is insufficient or very little causing subclinical
or clinically significant hypothyroidism. The negative
feedback mechanism of the hypothalamic pituitary axis
causes increased secretion of TSH therby stimulating the
thyroid follicular cells hyperplasia resulting in a clinically
visible swelling of the ectopic thyroid gland. The TSH
stimulation may cause a disproportionate growth of ectopic
thyroid tissue in a different location as the effect of TSH
may be different in different locations.® Adolescents and
young adults may show signs of bradycardia, chronic
tiredness, easy fatigability constipation, cold intolerance
etc.’

About 30 cases of dual ectopic thyroid have been
reported in literature so far with a female to male ratio of
1.5:1 and age range of 4-71 years. %12 Ashutosh Kansal
et al in 2014 described a case of DET.!3 A recent case of
DET was reported in 2018 by Shigenori N et al in a 15
year old girl.'* The most important diagnostic modality for
diagnosing ectopic thyroid is an ultrasound examination or a
CT scan/MRI followed by fine needle aspiration cytology. '

An ETT in the midline of neck should be differentiated
from a thyroglossal duct cyst (TDC) which is also a
developmental anomaly most commonly manifesting in
early childhood. It moves with deglutition and on
protrusion of tongue. The diagnosis is usually based
on clinical,radiological and FNAC findings. A TDC is
usually a result of failure of obliteration of the thyroglossal

duct after the descent of the thyroid gland in embryonic
life.'® However, only 1%-2% of ETT is found in a

TDC.!7 Infection or abscess formation is very common in
a thyroglossal duct cyst due to communication between the
cyst and floor of the mouth causing oral flora to contaminate
the cyst. FNAC of a thyroglossal duct cyst usually yields a
cystic, turbid fluid. In our case the diagnosis was established
by a CT scan followed by FNAC.

Asymptomatic or euthyroid patients do not require any
treatment or surgical intervention. Hypothyroid patients
require replacement therapy which may cause a reduction
of the swelling. Surgery is considered only when patient
complains of obstructive symptoms or there is evidence of
a haemorrhage in the gland or a suspicion of malignant
transformation in the ectopic thyroid gland.

4. Conclusion

Ectopic thyroid tissue is a rare entity and dual ectopic
thyroid with absence of thyroid gland in its normal location
is extremely rare. Clinical, radiological and cytological
analysis helps in arriving at a diagnosis.
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