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ABSTRACT
Median ectopic thyroid may be encountered anywhere from the foramen caecum to the diaphragm. Non lingual median aberrant thyroid
(incomplete descent) usually found in the infrahyoid region and malignant transformation in this ectopic thyroid tissue is very rare. We report
an extremely rare case of papillary carcinoma in non lingual median aberrant thyroid in a 25-year-old female. The differentiation between a
carcinoma arising in the median ectopic thyroid tissue and a metastatic papillary carcinoma from an occult primary in the main thyroid gland

is also discussed.

CASE REPORT

A 25-year-old female was presented with gradually increasing
swelling in the neck since six months in May 2013. On examination,
swelling of size about 4x4 cms was found just below the hyoid bone
and it was not moving with deglutition and protrusion of the tongue.
Ultrasound neck revealed ectopic thyroid gland in sub-hyoid
position with absence of thyroid in its normal pretracheal position
(median aberrant thyroid). 1131 radiociodine scan showed an arrest
in the descent of the thyroid gland to its normal anatomical position.
No other neck nodes were identified [Table/Fig-1]. Fine needle
aspiration cytology of the swelling revealed only adenomatous
hyperplasia of the gland. Patient was hypothyroid on thyroid function
test and was put on L-thyroxine for 15 days before surgery. With all
these investigation excision of median aberrant thyroid was planned.
Surgery and postoperative recovery was uneventful. Histopathology
was surprisingly reported as follicular variant of papillary carcinoma
with intact capsule. Since iodine scintiscan showed no evidence of
metastasis regular follow-up was advised.

DISCUSSION

Median aberrant thyroid gland is defined as incomplete descent of
the thyroid gland from the foramen caecum to its original position
in pretracheal region in the lower neck [1]. lingual thyroid is the
most common position of the median aberrant thyroid. Non lingual
median aberrant thyroid usually found in the infrahyoid region and is
usually very rare [2].

Most of the carcinomas in the ectopic thyroid gland reported in the
literature were from the thyroglossal duct cyst remnant with normal
thyroid gland in position (median ectopic thyroid) and lingual thyroid
(median aberrant thyroid). We are reporting a rare case of non-lingual
median aberrant thyroid carcinoma and reviewing the literature of
carcinoma arising from other median ectopic thyroid and discussing
the differentiation between this and metastatic papillary carcinoma
arising from occult primary in main thyroid gland.

Embryologically, the central portion of the thyroid gland descends
from its origin at the foramen cecum of the tongue to its normal
adult location below the hyoid bone and anterior to the trachea
and laryngeal cartilages. During this migration, the gland remains
connected to the floor of the fetal pharyngeal gut by means of
the thyroglossal duct [3]. If this duct subsequently fails to atrophy,
it my give rise to thyroglossal duct cyst presenting as a mass in
the anterior midline of the neck [4,5]. Because of this embryologic

Journal of Clinical and Diagnostic Research. 2014 Jun, Vol-8(6): QD01-QD03

Keywords: Thyroid malignancy, Total thyroidectomy

development, thyroid tissue may be situated anywhere along the
course of the thyroglossal duct from the base of the tongue to
the anterior neck. Thus, thyroglossal duct remanants and the
accompanying ectopic thyroid rests may be located in lingual,
sublingual, suprahyoid or infrahyoid positions [3], 5 to 45%
of the thyroglossal duct cyst contain in their walls apparently
normal ectopic thyroid tissue. The percentage undoubtedly
varies depending on how thoroughly the tissue surrounding the
cyst is examined. Ectopic thyroid tissue is probably associated
with thyroglossal ducts or cysts more commonly than has been
reported previously in the literature [2]. Thyroid tissue associated
with a thyroglossal duct cyst should be differentiated from “lingual
thyroid”. Some authors restrict the latter term to those cases in
which the thyroid never descended in fetal life. The only thyroid
tissue in these patients is located at the base of the tongue under
the region of foramen cecum (lingual median aberrant thyroid) [6].
This forms the most common type of median aberrant thyroid
where normal thyroid is absent in its petracheal position in the
lower neck. The other rare variety of non lingual median aberrant
thyroid is usually found in the subhyoid position (thyrohyoid).
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Any of the lesions which affect the main thyoid gland may also
involve these ectopic thyroid remnants, including cysts, nodular
goiter and carcinoma [7] Primary thyroid carcinomas arising from
ectopic thyroid tissue are uncommon and have been reported to
arise from thyroid tissue in the thyroglossal cysts, lateral aberrant
thyroid tissue, lingual thyroid, mediastinal and struma ovarii. Most
of the tumours in the ectopic locations have been papillary, mixed
papillary and follicular carcinomas or Hurthle cell tumours [8].

Most of the literatures explain the occurrence of primary papillary
carcinoma in the ectopic thyroid tissue remnant in thyroglossal
cyst and lingual median aberrant thyroid. About 100 cases of
primary papillary carcinoma in ectopic thyroid gland have been so
far described in the literature [9,10]. Here, we reported a rare case
of papillary carcinoma in the non-lingual median aberrant thyroid,
where normal thyroid was absent in its pretracheal position in the
lower neck.

Some authors consider that any thyroid tissue in cervical lymph
nodes represents metastatic disease. However, most recent
investigators agree that apparently non neoplastic thyroid tissue,
consisting of small nests of normal appearing colloid filled follicles,
without papillary areas, can be found ectopically in the cervical
lymph nodes (usually in the capsule). Thyroid tissue with papillary
areas noted with in the substance of cervical lymph nodes probably
always represents a metastasis (lateral aberrant thyroid) [11].

Virginia A. et al. reported in the literature 76 collected cases of
carcinoma originating in the thyroglossal duct cysts or other non
lingual medially displaced thyroid tissue [2]. Histologically, 87 % were
papillary carcinomas. Others were adenocarcinoma, squamous cell
carcinoma, follicular carcinoma and mixed follicular and papillary
carcinomas.

Finding of papillary carcinoma separate from the thyroid gland
raises the possibility of an occult primary in the thyroid. Some
authors believe that such a finding anywhere in the neck indicates
that carcinoma must be present in the thyroid gland itself [12]. If
the tissue submitted to the pathologist as a thyroglossal specimen
demonstrates only papillary carcinoma on routine sections, then
the pathologist should submit the entire specimen for histological
examination to search for the presence of non neoplastic thyroglossal
duct remnants and/or ectopic normal thyroid follicles. Should such
tissue be found, then the lesion less likely represents a metastasis
and is more apt to be a primary carcinoma arising in ectopic thyroid.
Therefore, it may be suggested that total thyroidectomy might not
necessarily be indicated as a routine procedure following the finding
of a papillary carcinoma in the thyrohyoid region, especially if the
normal thyroid tissue or thyroid duct remnants are found. However,
since the possibility exits that a carcinoma may also be present in
the thyroid gland itself, the thyroid should be carefully palpated and
also studied by scan [13]. Should the lesion be discovered, the
thyroid should be explored in the usual manner. If no abnormality is
detected clinically, the patient should be followed at regular intervals
to determine if a lesion becomes detectable in the thyroid gland
itself at some later date [2]. We consider the management outlined
above to be an acceptable alternative to total thyroidectomy in
these cases. A similar problem in the management arises when a
papillary carcinoma has been found in one lobe of the thyroid. In
this situation many surgeons recommended total thyroidectomy,
since from 18-75% of the contra lateral lobes contain tumour when
examined pathologically [14,15]. In our institution total thyroidectomy
and paraglandular lymph node dissection are usually performed for
papillary carcinoma of the thyroid.

Jay Fish et al., revived 21 cases of lingual thyroid carcinoma from
various literature [1]. Fourteen patients were female and seven
patients were male. A thyroid gland was also present in two of the
seven patients. In 13 cases only local excision was performed. In
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two other cases it was combined with bilateral neck dissection.
Other cases were treated with radioiodine. Local recurrence after
surgery was reported in three cases and death from cancer in one
case.

Gross reported three cases of infrahyoid masses which were
diagnosed as thyroglossal duct cysts but found at surgery to be
solid masses of ectopic thyroid tissue [16]. He recommends incising
the mass when there is question as to its nature. If it proves to be
benign midline thyroid tissue and further exploration reveals absence
of a normal pretracheal gland, the mass can be sectioned in a mid
saggital plane and the two halves tucked beneath the strap muscle
without disturbing their blood supply. Two of the three cases treated
in this manner with excellent functional and cosmetic results.

In contrast to lingual thyroid carcinomas, the discovery of carcinoma
in a thyroglossal duct remnant and median aberrant thyroid generally
comes as a surprise and frequently not until the pathologist examine
the permanent paraffin sections. If there is no evidence of lymph
node involvement, wide local excision of the mass should suffice.
This should include excision of the vestigial tract in the hyoid and
lingual areas.

CONCLUSION

Median aberrant thyroid gland forms a part of median ectopic thyroid
gland where a normal thyroid gland is absent in its pretracheal
position. Lingual thyroid forms the most common variety of this.
But papillary carcinoma arising from non-lingual median aberrant
gland is very rare and only few cases have been reported in the
literature. The differentiation between carcinoma arising in median
ectopic thyroid tissue and a metastatic papillary carcinoma from
an occult primary in the main gland is also important. If latter is
ruled out as we discussed earlier, wide local excision of the mass
should suffice. Therefore we believe that total thyroidectomy might
not necessarily be indicated as a routine procedure following the
finding of a papillary carcinoma in the thyrohyoid region (median
ectopic thyroid), especially if the normal thyroid tissue or thyroid
duct remnants are found.
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