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Abstract

Thyroid heterotopia is an abnormal localization of normal thyroid tissue coex-
isting with a normal organ and of normal localization. It is distinguished
from ectopic thyroid and thyroid cancer metastasis. Lingual or sublingual
thyroid is defined as the presence of thyroid tissue in the midline at the base
of the tongue anywhere between the circumvallate papillae and the epiglottis.
The prevalence of lingual thyroid is 1 in 100,000, and it is more common in
women, with a female to male ratio ranging from 3:1 to 7:1. Embryologically,
the thyroid originates at the foramen cecum, which is located at the junction
of the anterior two thirds with the posterior one-third of the tongue, report a
case of a goiter on a heterotopic basilingual thyroid tissue causing dysphagia in
a 58-year-old woman operated in the ENT department of the CHN in Nouak-
chott, Mauritania, the thyroid origin of the mass was confirmed by histology.
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1. Introduction

Ectopic thyroid is a rare condition [1] [2] [3] [4]. It occurs as a result of a deve-
lopmental abnormality during migration of the thyroid tubercle from the floor
of the primary foregut to its final position in the neck [5], Lingual or sublingual
thyroid is defined as the presence of thyroid tissue in the midline at the base of
the tongue anywhere between the circumvallate papillae and the epiglottis. The
prevalence of lingual thyroid is 1 in 100,000, and it is more common in women,

with a female to male ratio ranging from 3:1 to 7:1. Embryologically, the thyroid
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originates at the foramen cecum, which is located at the junction of the anterior
two-thirds with the posterior one-third of the tongue [1] [6] [7]. Thyroid hete-
rotopia is an abnormal localization of normal thyroid tissue coexisting with a
normal organ and of normal localization [8]. There is no consensus about the
optimal therapeutic strategy, perhaps due to the rarity of this clinical entity.
Most authors agree that surgical treatment of ectopic thyroid in the neck (mainly
lingual, sublingual, submandibular, and lateral cervical) depends on the size and
local symptoms (airway obstruction, dysphagia, and dysphonia), as well as on
other parameters, such as patient’s age, functional thyroid status, and complica-
tions of the mass (ulceration, bleeding, cystic degeneration, or malignancy) [5].

We report a case of a goiter on heterotopic basilingual thyroid tissue operated
in the ENT department of the CHN in Nouakchott, Mauritania.

2. Patient and Observation

This is a 58-year-old female patient with hypertension on treatment, mother of 4
children with a history of uterine fibroma surgery. She consulted in September
2020 for solid dysphagia and feeling of heaviness and fullness in her throat pro-
gressively developed since September 2019.

On the history, she did not present in her antecedents any notion of irradia-
tion during childhood, nor of familial history of goiter. She also had no clinical
signs of dysthyroidism.

On clinical examination, a reddish mass at the base of the tongue is noted, of
firm and well-defined consistency, with a homogeneous smooth surface and not
bleeding on contact, taking the valves and coming into contact with the epiglot-
tis (Figure 1). The cervical examination was without abnormality. The CT scan
of the neck showed a strongly enhanced tissue mass by injection of contrast
product in a homogeneous manner measuring 31 x 46 mm infiltrating the base
of the tongue and the sublingual space arriving at the bottom in contact with the
upper edge of the hyoid bone, occupying the valecules and extending to the level
of the HTE space, responsible for a marked narrowing of the oropharynx
(Figure 2(a) and Figure 2(b)).

Figure 1. Large reddish mass at the base of the tongue.
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On cervical ultrasound, the thyroid gland was in place and there were no cer-
vical lymph nodes. Thyroid function tests were normal.

Complete excision of the mass was performed via the cervical supra hyoid ap-
proach, after a tracheotomy. The pathological examination, sent to two colleagues,
concluded that there was basilingual ectopic goiter without signs of malignancy
(Figure 3(a) and Figure 3(b)). The patient was decannulated on the fifth day.
The nasogastric tube was removed on the 15th day. The resumption of normal
food was marked by a few episodes of aspiration to liquids. After the result of the
pathological examination, we perform a TSH-us assay (greater than 60 mIU/1)
which reveals hypothyroidism. Hormone replacement therapy was started im-
mediately with 100 micrograms of levothyroxine. After two months, the healing
was good and there were no more swallowing problems. The diagnosis of func-
tional basilingual heterotopic goiter with a hypoplastic and non-functional thy-
roid gland was finally accepted.

(®)

Figure 2. Cervical CT scan: Axial section (a) showing enhancement homogeneous tumor
after injection of contrast product. Sagittal section (b): the well-defined mass, reducing
the die of the oropharynx.
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Figure 3. Lingual thyroid tissue. The thyroid follicles are filled with colloid material and
lined by a cuboidal epithelium without atypia (hematoxylin and eosin, 200). (a) from first
anatomopathologist; (b) from second one.
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3. Discussion

Ectopia and heterotopia are due to abnormalities in the maturation of thyroid
tissues. Thyroid ectopy is a rare developmental abnormality involving abnormal
embryogenesis during migration of the thyroid tubercle from the floor of the
primary foregut to its final position in the neck [1] [2] [3] [4], facing the antero-
lateral aspect of the second to the fourth tracheal cartilage. Heterotopia is an
abnormal localization of normal tissues coexisting with a normal organ and of
normal localization [8] that must be differentiated with cancer metastasis. The
pathogenesis of this dysembryogenesis is still unclear although Van der Gaag et
al. [9] postulated that maternal antithyroid immunoglobulins inhibit the pro-
duction of thyroid stimulating hormones and impair thyroid growth and migra-
tion. The frequency of ectopia of the thyroid gland in autopsy studies ranges
from 7% to 10% [10] [11]. Ectopic locations can be submandibular, tracheal, lat-
eral cervical, carotid, esophageal, gastric, duodenal, pancreatic, mesenteric, intra-
cardiac, aortic, pulmonary, pituitary, axillary, and at the level of the iris of the
eye. But lingual thyroid ectopia accounts for 90% of abnormalities [12] [13]. The
age of discovery of ectopia or heterotopia of the thyroid gland is variable and
depends on the clinical manifestation. According to Oueslati S et al, the average
age of discovery is 40 years with two peaks at 12 and 50 years with a clear pre-
dominance of women [1]. Our patient was 58 years old female patient.

The most common complaints observed during lingual thyroid ectopia are
dysphagia, dysphonia, dyspnea, pain and cough [14]. In our case, the primary
complaint was solids dysphagia. This obstructive symptomatology develops slowly
and worsens, especially, during puberty or pregnancy [15]. Our patient’s symp-
toms developed over 12 months. Signs of dysthyroidism, especially hypothy-
roidism, may appear during puberty, pregnancy, or other medical conditions.
There is a risk of degeneration with metastatic dissemination [15] [16]. Such are
not in our case. Cases of thyroid heterotopia have been reported [17] [18] [19].

Thyroid heterotopia is a simple or compound tissue of thyroid origin that can
organize to form an entire organ anywhere in the body where it would not nor-
mally be. Functionally, the heterotopic gland can secrete hormones like a true
thyroid gland [20]. In our case, it would be a basilingual thyroid heterotopia be-
having like a real gland. This heterotopia develops latently, or presents as a tu-
mor [21]. It is often discovered incidentally during a scintigraphic examination
with iodine-131 or technetium-99 m of a thyroid gland with functional disorders
[13]. In our patient the scintigraphy was not performed because the cervical ul-
trasound had shown a thyroid gland in an anterior cervical position with a nor-
mal initial thyroid function. Only the pathological examination of a biopsy or an
operative specimen confirms the thyroid origin of the swelling and makes it
possible to eliminate a cancerous metastasis of thyroid origin. This made it dif-
ficult to relate the basilingual swelling with the thyroid gland, before the patho-
logical result to confirm the heterotopia. Histological examination of the exci-
sional biopsy revealed the thyroid origin with the appearance of heteronodular

goiter without any sign of malignancy.
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The treatment of symptomatic basilingual goiters is surgical. It is associated
with the medical treatment of a possible thyroid dysfunction. The surgical ap-
proach can be intrabuccal, cervical supra-hyoid or a combination of the two ap-
proaches. In our case, the anterior suprahyoid approach was performed. Naso-
tracheal intubation was performed. In case of doubt, a preoperative tracheosto-
my to avoid respiratory distress due to ptosis can be done; hematoma or bleed-
ing of lingual origin may be seen [13]. Postoperative feeding by nasogastric tube

reduces the risk of aspiration.

4. Conclusion

Sublingual thyroid heterotopia with functional thyroid tissue is exceptional. The
reported case poses a diagnostic problem in front of a tumor of the base of the
tongue. Despite their anatomy clinical diversity, lesions at the base of the tongue
have common characteristics: dysphagia, dysphonia, pain and/or swelling. These
clinical manifestations are not specific, paraclinical investigations such as imag-
ing are necessary. The scintigraphy and the ultrasound are very powerful in the
positive diagnosis. The formal diagnosis is histological after biopsy or resection

of the lesion.

Consent

Oral and written consent has been obtained from the patient for publication of

this case report and accompanied images.
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