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CASE REPORT

Papillary Carcinoma in Thyroglossal Cyst: an Unusual Case
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Abstract

Malignancy developing in thyroglossal cysts is very rare. Papillary carcinoma is the most common histopathological type of
carcinoma encountered in thyroglossal cysts followed by squamous cell carcinoma. A 50-year-old male presented with a midline
neck swelling. After ultrasonography and fine needle aspiration cytology, he underwent Sistrunk operation for removal of the
thyroglossal cyst. The histopathology was reported as papillary carcinoma of the thyroid. So, he underwent total thyroidectomy,
which showed foci of papillary microcarcinoma. Clinical awareness of this rare condition is essential for proper management.
Possibility of malignancy arising in thyroglossal cysts should be considered in elderly patients.
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Introduction

Thyroglossal duct cysts are the most common congenital
thyroid developmental abnormality during childhood. Few
cases of thyroglossal cysts are diagnosed in adults.
Malignancy in thyroglossal cyst is very rare (less than
1%) [1, 2]. Often, the diagnosis is incidental [3].
Papillary carcinoma is the most common histopathologi-
cal type. They are more common in females and usually
present in the third decade of life [2—4]. Many authors are
of the opinion that well-differentiated thyroid carcinoma
of the thyroglossal duct can be managed adequately by
Sistrunk operation, whereas others recommend total thy-
roidectomy for papillary carcinoma [1, 2, 4, 5]. We pres-
ent a case of papillary carcinoma of a thyroglossal duct
cyst in a 50-year-old male.

P4 Rashmi Patnayak
rashmipatnayak2002 @yahoo.co.in

Department of Surgical Oncology, Institute of Medical Sciences and
SUM Hospital, Bhubaneswar, Odisha, India

Department of Pathology, Institute of Medical Sciences and SUM
Hospital, Bhubaneswar, Odisha, India

Department of Surgery, Institute of Medical Sciences and SUM
Hospital, Bhubaneswar, Odisha, India

Department of Radiology, Institute of Medical Sciences and SUM
Hospital, Bhubaneswar, Odisha, India

@ Springer

Case History

A 50-year-old male noticed a midline neck swelling for
2 months. The swelling was moving with deglutition and pro-
trusion of tongue. Clinically, it was diagnosed as a
thyroglossal cyst. The thyroid profile report was within nor-
mal limit. Ultrasonography of the neck revealed a cystic lesion
with partially calcified mural nodule. The thyroid gland was
reported as normal (Fig. 1a). He underwent fine needle aspi-
ration cytology (FNAC) which was reported as benign
(Bethesda category II) in an outside hospital; afterwards, the
slides were reviewed and the review report was suspicious of
malignancy (Bethesda category V). All other routine labora-
tory investigations were within the normal limit. He
underwent Sistrunk operation for thyroglossal cyst. The gross
specimen showed a cystic structure with whitish mass mea-
suring 1.5 % 1 cm (Fig. 1 b). The histopathology revealed a
cyst lined by flattened cuboidal epithelium and neoplastic
component of papillary carcinoma of the thyroid characterized
by papillae with lining of cuboidal epithelium exhibiting mild
pleomorphism and ground-glass appearance of nuclei with
nuclear grooving (Fig. 1 ¢, d). There was the presence of
dystrophic calcification and two adjacent reactive lymph
nodes. The final histopathological diagnosis was papillary
carcinoma of the thyroid. Following this, the patient
underwent further surgery to remove the thyroid which
showed the presence of papillary microcarcinoma. The patient
had an uneventful post-operative period. Afterwards, the pa-
tient was referred for radio-iodine ablation therapy.
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Fig. 1 a Ultrasonography of the
neck showing a cystic lesion with
partially calcified mural nodule. b
Gross specimen showing cystic
structure with whitish mass. ¢
Histopathology of the
thyroglossal cyst lined by
flattened cuboidal epithelium and
neoplastic component of papillary
carcinoma of the thyroid with foci
of dystrophic calcification. d
Neoplastic papillae lined by
cuboidal epithelium with nuclei
exhibiting ground-glass
appearance

Discussion

Thyroglossal duct cysts are the most common developmental
congenital anomalies in the thyroid. It is seen in around 7% of
the adult population [2]. But carcinomas are extremely rare in
thyroglossal duct cysts accounting for 0.7 to 1% of cases [2].
A majority (90%) of them originate from ectopic thyroid tis-
sue in the wall of the thyroglossal cyst, with papillary carci-
noma being the most common malignancy [1].

Regarding the origin of thyroglossal duct adenocarci-
nomas, two theories exist. The first theory, which is also the
most acceptable one, suggests the de novo origin, as in a
majority of cases, ectopic thyroid tissue can be identified his-
topathologically [1, 2]. The second theory is the metastatic
theory which suggests that thyroglossal cyst carcinoma is met-
astatic from an occult primary in the thyroid gland. But this
theory is less likely as multicentricity and multifocal growths
are common in papillary thyroid carcinomas [1].

Ultrasonography is an essential initial diagnostic modality
for midline neck swellings. The radiologic findings indicating
malignancy are the presence of a mural nodule within a cystic
lesion, microcalcifications, and the presence of enlarged cer-
vical lymph nodes. FNAC is considered the most reliable
method for the detection of malignancy in midline neck
masses prior to surgery [6]. Since a majority of lesions are
cystic in nature, FNAC of the mural nodule under ultrasound
guidance can improve the diagnostic accuracy by reducing the
false-negative results [2, 7, 8].

The treatment options for carcinoma of the thyroglossal
duct cyst include excision of the cyst, Sistrunk operation,
and Sistrunk operation along with total thyroidectomy [9].
Sistrunk procedure is considered the standard surgical treat-
ment for benign thyroglossal duct cysts as well as for malig-
nancies with low-risk features. The 10-year survival rates of
the patients undergoing simple cyst excision and Sistrunk op-
eration are about 75% and 100% respectively. Patients with
high-risk features should undergo total thyroidectomy along
with a Sistrunk operation with or without cervical lymphade-
nectomy, depending on the involvement of cervical nodes.
This should be followed by radioactive iodine ablation using
jodine-131 (*'T) and thyroid-stimulating hormone (TSH) sup-
pression thereafter. The high-risk features include patients
above 45 years of age, prior history of radiation exposure,
tumors larger than 1.5 cm, invasion of the cyst wall, tumor
in the thyroid gland on imaging, and the presence of cervical
lymphadenopathy [2, 10].

Balalaa N et al. and Falvo L et al. have recommended
total thyroidectomy for differentiated thyroid malignancy
in a thyroglossal cyst irrespective of involvement of the
thyroid either clinically or radiologically [1, 5]. In our
case, the thyroglossal cyst showed papillary carcinoma
of the thyroid and the total thyroidectomy specimen re-
vealed papillary microcarcinoma, thereby suggesting
multifocality. Similar to our case, synchronous papillary
carcinoma in thyroglossal duct cysts and the thyroid gland
has been described in literature [9].

@ Springer



412

Indian J Surg Oncol (June 2019) 10(2):410-412

The prognosis of papillary carcinoma arising in the
thyroglossal duct cyst is excellent compared to squamous cell
carcinomas which have the worst prognosis. Follow-up is re-
quired and consists of history and physical examination, so-
nography of the neck, and whole-body scintigraphy.

Conclusion

Even though malignancy in thyroglossal cyst is very rare, it
should be suspected in elderly patients. FNAC under ultra-
sound guidance can help in sampling the mural nodule asso-
ciated with the cystic lesions. Clinical awareness of this rare
condition is important as proper preoperative evaluation can
be done which plays a role in deciding the nature of surgical
treatment in these patients.
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