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INTRODUCTION:  Ectopic  thyroid  tissue  can  be  found  in many  sites.  Ectopic  thyroid  tissue  may  also  be
involved  in  the  same  processes  as normal  thyroid  gland.  These  processes  include  tumors,  inflammation
and  hyperplasia.  The  appearance  of such  tissue  in  rare locations  may  lead  to diagnostic  and  therapeutic
dilemmas.
PRESENTATION  OF  CCASE:  We  report  a rare case  of  primary  papillary  carcinoma  in  an  ectopic  thyroid
in  the jugulocarotid  regionbased  on the  bifurcation  of the  carotid  artery, in  a  62-year-old  woman  with
eywords:
ateral aberrant thyroide
apillary carcinoma
seudoanvrysm

history  of  diabetes  and  high  blood  pressure,  with  a normal  thyroid  gland.
DISCUSSION:  The  origin  of lateral  ectopic  thyroid  tissue  is  not  fully  understood  and  controversial.The
lateral  localisation  is a rare entity  and  debated  extensively  in  the  literature.
CONCLUSION:  Though  rare,  the possibility  of  an  ectopic  thyroid  carcinoma  must  always  be  considered  by
the  surgeon  in  cases  of  a  pathological  mass  in  the  neck.

©  2020  Published  by  Elsevier  Ltd on behalf  of  IJS Publishing  Group  Ltd.  This  is  an  open  access  article
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. Introduction

This work has been reportior neck region [1] ed in line with
he SCARE criteria and cite the following paper: Agha RA, Bor-
elli MR,  Farwana R, Koshy K, Fowler A, Orgill DP, For the SCARE
roup. The SCARE 2018 Statement: Updating Consensus Surgical
Ase REport (SCARE) Guidelines, International Journal of Surgery
018;60:132–136.

Ectopic thyroid is defined as the presence of thyroid tissue in
ocations other than the normal anterior neck region. It is a rare
evelopmental abnormality that involves aberrant embryogenesis
f the thyroid gland when it migrates from the floor of the primitive
oregut to its final region between the second and fourth tracheal
artilages [2]. The prevalence reported as 1 per 100 000–300 000

eople, rising to 1 per 4000–8000 patients having thyroid disease
2]. Ectopic thyroid may  become goitrous [3] or associated with
hyroid dysfunction, hypofunction [4] or hyperfunction but malig-
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210-2612/© 2020 Published by Elsevier Ltd on behalf of IJS Publishing Group Ltd. This i
rg/licenses/by-nc-nd/4.0/).
 BY-NC-ND  license  (http://creativecommons.org/licenses/by-nc-nd/4.0/).

nancy is uncommun particularly primary thyroid carcinomas and
still less than 1% [5,6]. On the other side however, making the dif-
ference between primary carcinoma and a metastatic carcinoma is
a challenging situation.

The aim of this study is to present from our case the clinical,
biological and radiological behavior of an unsual aggressiveness of
a primary papillary carcinoma in an ectopic thyroid in the jugulo-
carotid region with pseudoaneurysm of the carotid artery, and to
discuss from the literature review its management.

2. Presentation of the case

A 62-year-old woman with history of diabetes and high blood
pressure, non-smoker and non-alcoholic with no history of radi-
ation exposure or significant family history ; admitted to the
emergency room with a spontaneous bleeding from a right late-
rocervical mass, which appeared 30 years ago and which increases
in size in the last 6 months. She did not show symptoms of hypothy-
roidism or hyperthyroidism or any other symptoms.
Physical examination revealed a mass measuring approximately
6 cm in its long axis, at the level of the jugulocarotid region, non-
tender, swinging, fistulized to the skin with blood issue (Fig. 1). The
rest of the clinical examination was unremarkable.

s an open access article under the CC BY-NC-ND license (http://creativecommons.
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Fig. 2. MRI  shows a heterogeneously enhancing large lesion with, while achieving
an aspect of pseudoaneurysm.

F
(
n

Fig. 1. The clinical aspect of the mass.

Cervical ultrasound (US) mounted a right laterocervical mass,
oughly oval, with irregular contour and heterogeneous echostruc-
ure, strongly vascularized, and containing areas of necrosis and

easuring 58 * 33 * 49 mm.  the thyroid gland was  of normale-
hostructure and size, notably the parotid, submandibular and
ublingual glands were normal with no cervical lymphadenopa-
hy. On preoperative cross-sectional imaging with CT + MRI,showed

 large heterogeneous enhancing lesion with ill-defined margins
n the bifurcation of the carotid artery, while achieving an aspect
f pseudoanverysm (Fig. 2). No lymphnodes were involed. No

nvasion of the surrounding structures. The thyroid and salivary
lands were normal. Results of thyroid function tests (free T3, free
4, and thyroid stimulating hormone (TSH)) were within normal
ange.

The patient underwent complete excision surgery with extem-
oraneous examination that showed tubulopapillary and vesicular
hyroid papillary carcinoma developed on an ectopic thyroid
odule. Although there was no anatomical connection to the
hyroid gland, a total thyroidectomy was performed during the
ame surgery (Fig. 3). She did not benefit from cervical lymph
ode dissection because there were no clinical or radiologi-
al lymphadenopathies. Histologically, the showed carcinomatous

roliferation of a papillary nature,without associated lymph node
issue. It is made of tubulopapillary and follicular structure, within

 dense fibrocollagenstroma, with a cubo-cylindrical coating, made
f cells with moderately eosiniphilic cytoplasm, and with nucleus

ig. 4. (A) note here especially numerous nuclear incisions with nuclei increased in size a
B)  Among the papillary nuclear criteria we note here some intranuclear cytoplasmic p
uclear  membrane by place.
Fig. 3. Intraoperative image.

seat of cytonuclear atypia (Fig. 4). Absence of image of vascular
emboli. The thyroid gland had normal tissue, notably no histo-
logical signs of thyroiditis.Instead, the patient was referred to the
nuclear medicine service for evaluation with a 131iodine whole-
bodyscan (WBS) and possible treatment with radioiodine (RAI).The

patient is on follow-up (more than 4 years) and remains well with
no evidence of recurrence.

nd overlapped and containing a dusty chromatin as well as multiple small nucleoli.
seudo-inclusions (arrows), optically empty nuclei as well as an irregularity of the
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. Discussion

Thyroid gland embryologically is an endodermic derivative
hich starts to develop at the 24th day of gestation and arrives

o its final location by the 7th week of gestation; originates from
wo different structures. During this migration, part or all of the
hyroid-forming may  not descend to its normal location; result-
ng in the appearance of ectopic tissue [7,8]. This ectopic tissu may
e found anywhere from the base of the tongue to the diaphragm.
ingual, thyroglossal, laryngotracheal are the most frequent sites.
ther less frequent sites are the esophagus, mediastinum, heart,
drenal glands, and pancreas [9]. The location in lateral neck to the
ugular vein is controversial; this is called lateral aberrant thyroid
10] because it was thought to be metastasis from thyroid carci-
oma [3,11]. The origin of lateral ectopic thyroid tissue is not fully
nderstood and controversial. This can be explained by the fact that
everal disease processes can conduct detaching fragments of thy-
oid tissue in the neck which is not associated with lymph nodes;
nd it includes nodular goiter and chronic lymphocytic thyroidi-
is [10]. Thus some authors suppose that it originates from lateral
hyroid anlagen (ultimobranchial bodies) that failed to fuse with
he median anlage during caudal migration [12,13]. An example
rom the literature is that of Ibrahim et al., [3] where three sepa-
ate ectopic thyroid masses in the lateral neck region associated to
ctopic goitre.

Most of patients having ectopic thyroid do not present symp-
oms; they become symptomatic only if endocrine dysfunction and/
r with increase size. Regarding age, there is two  statistical peaks of
geswich are 12.5 and 50 years [14]. The clinical examination shows
haracteristically a smooth margin mass soft in consistency, mobile
nd not-tender. It should be differentiated from thyroglossal duct
yst, epidermal cyst, lymphadenopathy, lipoma, lymphangioma,
nd other subcutaneous swellings and neoplasms [15].

Radionuclide thyroid imaging employing technetium-99 m
ertechnetate, iodine-131 or iodine 123 is useful in the evalua-
ion for ectopic thyroid [16] but high resolution ultrasound (US)
s favoured in the initial assessment. It is non-invasive, cost-
ffective and does not expose patients to ionizing radiation [17].
n CT scans, ectopic thyroid tissue is seen as a homogeneous,
ell-circumscribed mass that, it enhances contrast after the admin-

stration of iodinated contrast [18,19]. The lateral localisation is a
are entity and debated extensively in the literature [12,13,20,21].
or this, and according to some authors lateral ectopic tissue is
efined as a lateral tissue, superficial to the strap muscles with-
ut midline continuity because most of cases have been reported
losely related to the strap muscles [12,13,22]. Only few cases have
een in the submandibular region [12,23], jugulodigastric region
24], or within the parotid gland substance [25] but no case has
een published in the division of the carotid artery,in our case as
escribed.

The probability of malignancy in ectopic thyroid is low, less than
%, and when it happens papillary carcinoma is the most common
ancer [26,27], but most authors agree that lateral thyroid tissue is
arely benign in nature [10]. Thus aberrant thyroid tissue of the
ead and neck should also guide to metastatic disease from an
ccult primary carcinoma of the thyroid [10] specially when it is
greed that lymph node metastasis is common, distant metastases
an happen in 10% of cases(28) % of cases [28]; otherwise lymph
ode metastases in malignant ectopic lesions are present in 30%
f cases [6,28]. The differentiation between metastatic carcinoma
nd primary ectopic thyroid tissue is a real challenge because it is
mportant to exclude a primary thyroid malignancy before making

he diagnosis of benign aberrant thyroid tissue ; this is due to the
act that well-differentiated thyroid carcinoma might metastasize
ven in small or occult tumors [10,28]. In our case, the histopatho-
ogical study objectified the absence of lymph node tissue, and the
PEN  ACCESS
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piece of thyroidectomy was  of normal aspect without any sign of
neoplasia.

Although there is no consensus regarding the optimal therapeu-
tic strategy, due to the rarity of this entity, most authors indicate
surgery depends on size and local symptoms (airway obstruction,
dysphagia, and dysphonia), complications as (ulceration, bleeding,
cystic degeneration, or malignancy), as well as on other parame-
ters, such as patient’s age, functional thyroid status [3,13]. In this
attitude,despite the idea of a total thyroidectomy remains a “myth”
as a radical intent of surgery, thyroid remnants are almost always
present. Salvatori et al. reported an incidence of remnants tissue
in 6.9 % of the patients having undergone total thyroidectomy for
carcinoma [30,31]. Higher doses of radioiodine may  be required
for size reduction [32]. Ablative radioiodine should be avoided in
children and young adults, due to deleterious sides effects on the
gonads and other organs [29,33].

4. Conclusion

Thyroid cancer arising from ectopic tissue remains a rare entity.
The possibility of an ectopic thyroid cancer in the setting of a normal
thyroid gland should be considered as a differential diagnosis in
cases of an identified neck mass. This case report demonstrates that
a normal thyroid gland does not exclude the presence of thyroid
carcinoma in an ectopic tissue.
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