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SUMMARY

Papillary carcinoma occuring in a thyroglossal duct cyst is rare. We herein present two cases who underwent Sistrunk procedure for
throglossal duct cyst and pathologic examination revealed papillary carcinoma. There was no capsular invasion and the surgical margins
were negative. Postoperative thyroid scintigraphies were normal. Computed tomography examinations displayed no cervical
lymphadenopathy. The patients have been followed up for two and five years with no further evidence of disease. For papillary thyroid
carcinoma arising in a thyroglossal duct cyst, the Sistrunk procedure is considered adequate initial treatment. Further surgery depends on the
finding of thyroid nodules or positive lymph nodes. Postoperative radioactive iodine ablation may be considered in cases of recurrence or
metastasis.
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TiROGLOSAL DUKTUS KiSTi iCINDE PAPILLER KARSINOMA, iKi OLGU SUNUMU

OZET

Papiller karsinomanin tiroglosal duktus kisti i¢inde yerlesimi nadirdir. Sistrunk ameliyat1 uyguladigimiz iki tiroglosal duktus kistili
olgumuzda, patolojik olarak papiller karsinoma tanisi konuldu. Cerrahi sinirlarda tiimore rastlanmadi ve kapsiiler invazyon yoktu.
Postoperatif yapilan tiroid sintigrafileri normaldi ve bilgisayarli tomografide servikal lenfadenopatiye rastlanmadi. Olgulardan biri 5
digerinin 2 yillik takibinde patolojik bulgu saptanmadi. Tiroglosal duktus kisti iginde yerlesimli papiller karsinomada baslangi¢ tedavisi
olarak sistrunk ameliyat1 yeterlidir. Ileri cerrahi tedavi tiroid nodiilii ya da boyunda lenf nodu olmasina baglidir. Postoperatif radyoaktif iyot
ablasyon tedavisi rekiirrens ve metastaz goriilen olgularda disiiniilmelidir.

Anahtar Kelimeler: Tiroglosal Duktus kisti, papiller karsinoma, tiroid

INTRODUCTION CASE REPORT 1

A persistent thyroglossal duct is estimated to A 25 year-old woman presented with a neck
be found in 7 % of the general population'”. mass that had been present for 3 months. Clinical
Thyroglossal duct remnants are the most common examination revealed a smooth, mobile 1x1 cm
midline neck masses in childhood, representing more nodule located just superior to the thyroid cartilage.
than 75% of such masses”. They are usually located The mass had upward movement with swallowing.
in the midline cervical region at the level of the hyoid The thyroid gland was normal by palpation and no
bone. neck lymph nodes were found. No abnormalities

The incidence of malignant transformation in were noted on the skin.

a thyroglossal duct cyst (TDC) varies from 0.7 to Cervical ultrasound showed a hypoechoic,
1%". Approximately 225 cases of malignant tumors midline 1x2 cm cervical lesion that was compatible
in TDCs have been reported to date since the first with the findings of a TDC. Axial computed
case was identified by Bretano in 1911. We report an tomography (CT) scans of the neck at the level of
additional two cases of carcinoma in a TDC. Sistrunk hyoid bone demonstrated a cystic mass with central
procedure is accepted as the operation of choice for calcification and enhancing solid areas. There was no
thyroglossal duct cysts, with the lowest known cervical lymphadenopathy.

recurrence rate’. However, there is still controversy
about the sufficiency of this procedure for the
treatment of papillary carcinoma in TDC.

A Sistrunk procedure was performed and a
2.0 x 1.5 x 2.0 cm encapsulated cystic mass was
excised. Histopathological examination of the

Corresponding  Author:  Hakan CINCIK MD; GATA specimen revealed a cystic structure surrounded by a
Haydarpasa Egitim Hastanesi, KBB, ISTANBUL, Tiirkiye, Telephone: . . . . .
190 216 542 25 96 Faks +90 216 348 78 80 E-mail thick fibrous capsule and lined with benign thyroid
hakancincik 1 @yahoo.com follicules within the cyst wall. The inner surface

Received: 07 December 2004, revised for: 27 December 2004, showed paplllary projections  1nto the lumen
accepted for publication: 27 December 2004 consistent with papillary carcinoma. There was no

95




Halkan CINCIK, MD; Salim DOGRU, MD; Ismail YILMAZ, MD et al
Papillary Carcinoma In Thyroglossal Duct Cyst; Report Of Two Cases

capsule invasion and the margins were negative
(Figure 1).

Figure 1: Macroscopic view of the resected specimen. L: Lumen
TM: Papillary carcinoma

The patient tolerated the procedure well.
Postoperative thyroid scintigraphy was normal and
the thyroglobulin level was 2.3 ng/ ml. Thyroid
stimulating hormone (TSH) suppression was not
applied postoperatively. The patient has been
followed up for two years with no further evidence of
disease.

CASE REPORT 2

A 40 year-old woman presented with one
year history of a painless, enlarging submental mass.
Clinical examination revealed a 3.0 cm elastic mobile
mass at the midline in the submental region. This
mass moved vertically on protrusion of the tongue.
The rest of the head and neck exam was
unremarkable.

Axial CT scan of the neck revealed a
heterogeneous cystic mass measuring 3.0 x 2.0cm.
There was no cervical adenopathy and the thyroid
was normal.

Figure 2: Photomicrograph of the thyroglossal duct cyst capsule
surfaced by squamous epithelial cells (SE) and papillary
carcinoma within the cyst (TM), (H&E; x200).

The patient tolerated the procedure well.
Postoperative thyroid scintigraphy was normal and
the thyroglobulin level was 5.1 ng/ml. TSH
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suppression was not applied postoperatively. The
patient has been followed up for five years with no
further evidence of disease.

The patient underwent a Sistrunk procedure
and a 3.0 x 2.0 x 2.0 cm encapsulated cystic mass
with a smooth outer surface was excised.
Histopathological examination revealed a cystic
sealed with stratified and cubic epithelium (Figure 2).
Papillary ingrowths consistent with papillary
carcinoma were noted within the lumen of the cyst.
Psammoma bodies were also seen. There was no
capsule invasion and the margins were negative.

DISCUSSION

The thyroid anlage develops during 3-4 week
of gestation from the floor of the primitive pharynx at
the site of the foramen cecum. From this point, it
descends from the bottom of the pharynx to the level
of first tracheal cartilage by 7-8 weeks. The
thyroglossal duct which is formed during migration
usually disappears during 9-10 week of gestation.
Occasionally, remnants of this duct may persist and
give rise to thyroglossal cyst, sinus or ectopic
thyroid.

62% of TDCs harbor ectopic rests of thyroid
tissue’. Rarely, these rests may be the only thyroid
tissue in the body. Neoplasms may arise from these
rests or the lining epithelium of the cyst(1). The most
common histological types of TDC carcinoma are
papillary carcinoma (81.7%), mixed papillary-
follicular carcinoma (6.9%) and squamous cell
carcinoma (5.2%)". Papillary carcinoma is the most
common histologic subtype with a slight female
preponderance (Female/Male=3:2)’. Allard" reported
an age range from 6 years to 81 years for TDC
carcinoma, with an average of 39.2 years. Papillary
carcinoma of the thyroid presents in the fourth and
fifth decades with a male-female ratio of 1:3"".

Papillary carcinoma of a TDC usually
presents as an asymptomatic mass. Uncommonly,
dysphagia, voice change and draining cutaneous
sinuses may bring the patient to medical attention'”.
Neoplasia must be suspected in cases of TDC with
recent changes in the clinical course’. Sudden
enlargement may be predictive of hemorrhage within
lumen as well as painful growth may be indicative of
an infection. However, if TDC’s are hard, fixed,
irregular or have undergone size change with
palpable lymph nodes, carcinoma should be
suspected®. Imaging studies do not allow for full
preoperative diagnosis and fine needle aspiration
(FNA) yields a correct result in only 66% of the
cases". The diagnosis of TDC carcinoma is generally
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made  postoperatively by
examination of the resected tissues.

histopathological

Calcifications within the cyst wall is a
characteristic feature of papillary carcinoma'*. Cyst
wall invasion is seen in 21% of patients". Regional
lymph node metastasis has been reported in 7.7% to
12.9% of the malignant cases’. In our cases the
histological examination of the resected specimens
did not reveal any calcification.

The Sistrunk operation is generally
considered adequate for treatment of TDC
malignancies’. However, if abnormalities are detected
in the thyroid gland by palpation or ultrasound, then a
thyroidectomy must be considered, since the reported
incidence of primary thyroid carcinoma concomitant
with TDC carcinoma is between 11 and 33%". Total
or subtotal thyroidectomy has been recommended if
there is cystic wall invasion by the carcinoma, or if
the thyroglossal duct cyst carcinoma is greater than
1.0 cm, because larger lesions are more likely to
behave aggressively'. Evidence of local invasion or
cervical metastasis as indicated by preoperative
imaging or surgical findings warrants total
thyroidectomy and cervical lymph node dissection in
addition to complete wide excision of the TDC
carcinoma'’. In such cases, thyroid scintigraphy and
radioiodine ablation should be considered for a
possible aberrant thyroid tissue'*.

The incidence of papillary carcinoma arising
in a TDC is rare. CT, ultrasound, scintigraphy and
FNA are helpful tests for diagnosis and staging of
neoplasms occurring within TDC. Surgical excision
by the Sistrunk procedure is an adequate treatment.
However one must consider the possibility of
concomitant thyroid gland malignancy and examine
lymph node metastasis. In case of any suspicion of
malignancy, thyroidectomy and/or postoperative
radioiodine ablation are indicated to eliminate
persistent disease. Long-term follow-up is necessary.
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