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Abstract Malignant tumors of minor salivary glands are
uncommon, representing only 2-4% of all head and neck
malignancies. In the larynx, minor salivary gland tumors
rarely occur and constitute less than 1% of laryngeal
tumors. Most of the minor salivary gland tumors arise in
the subglottis; however, they can also occur in the supra-
glottis in the false vocal cords, aryepiglottic folds, and
caudal aspect of the epiglottis. The most common type of
malignant minor salivary gland tumor is adenoid cystic
carcinoma. In the last 20 years, only 40 cases of adenoid
cystic carcinoma arising in variable locations of the larynx
have been reported in the English language literature. We
present a case of adenoid cystic carcinoma of the larynx
arising in the inter-arytenoid and postcricoid region in a
54-year-old woman. To our knowledge, this is the first case
of adenoid cystic carcinoma arising in this particular region
of the larynx.
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Introduction

Malignant tumors of minor salivary glands are uncommon,
representing only 2-4% of all head and neck malignancies
[1]. Minor salivary gland tumors most commonly arise in
the oral cavity, particularly the hard palate, and less com-
monly in the nasal cavity, paranasal sinuses, pharynx, and
larynx [2] owing to the distribution of minor salivary
glands in these regions. In the larynx, minor salivary gland
tumors rarely occur and constitute less than 1% of lar-
yngeal tumors. They arise from submucosal minor salivary
glands, which have a distinct anatomical distribution in the
larynx [3]. The majority of these glands are concentrated in
the subglottis but are also found in the supraglottis in the
false vocal cords, aryepiglottic folds, and caudal aspect of
the epiglottis [2]. The most common type of malignant
minor salivary gland tumors is adenoid cystic carcinoma
(AdCC) [2, 4]. In the last 20 years, only 40 cases of AdCC
in variable locations of the larynx have been reported in the
English language literature. To our knowledge, this is the
first case of AdCC of the larynx arising in the inter-ary-
tenoid, postcricoid region.

Case Presentation

A 54-year-old woman presented to the Department of
Otolaryngology-Head and Neck Surgery at Uludag Uni-
versity School of Medicine complaining of difficulty
swallowing solid foods over the past 4 months. Indirect
laryngoscopy and office endoscopy revealed a submucosal
bulging mass in the inter-arytenoid area that measured
3 x 3 x 2.5 cm. The mobility of the true vocal folds was
restricted but there was no evidence of airway obstruction.
No palpable lymph nodes were present in the neck.
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Fig. 1 Macroscopic appearance of the tumor in the inter-arytenoid,
postcricoid area. Note the large glistening, submucosal mass bulging
into the laryngeal space and causing mass effect in the hypopharynx,
which explains the patient’s history of dysphagia

Biopsy of this mass revealed a cellular neoplasm char-
acterized by a prominent cribriform architecture and
comprised of small, bland hyperchromatic cells with high
nuclear-to-cytoplasmic ratio and carrot- or peg-shaped
nuclei with inconsipicous nucleoli (Fig. 3). These cells
surrounded pseudoglandular spaces filled with basement
membrane-like material and mucin. Scattered small true
glandular lumina were also present, but perineural invasion
was not identified. A diagnosis of AdCC was made and the
patient subsequently underwent total laryngectomy
(Figs. 1, 2) with bilateral selective neck dissections (levels
2-4). Histologic sections of the resected specimen showed
similar histology, as well as perineural invasion. All the
dissected neck lymph nodes were free of metastases. The
patient did not receive any post-operative adjuvant therapy.

Discussion

The most common malignancy of the larynx and hypo-
pharynx is squamous cell carcinoma. Less commonly,
other epithelial, neuroendocrine, and soft tissue tumors can
also occur in these locations [5]. Minor salivary gland
tumors of the larynx are rare [2, 4, 6-8]. These tumors are
predominantly subglottic, in keeping with their origin from
submucosal glands, which are more frequently found in
this region of the larynx [2].

Minor salivary gland tumors are usually malignant and
the most common type is AdCC [2, 4]. AdCC of the larynx
more commonly occurs in middle-aged or older patients
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Fig. 2 Bisection reveals a tan-white glistening cut surface with
minute focal hemorrhage (greater on the right)

JE M bR A

. W S 7
¢ N -‘-'3!"}. A 4 ;:" Y7 o \

'.’ o G4 ‘I-%;} Y . F & E
/ P v A A S B J

4 e H o/ Nghted /8
! * A . [ ’ ‘—‘f "ﬁ { ; \-\
[ AN A A IR j!h
& :,é‘ o £y ¥ % N ¥ ;ﬂ 1 ;‘\‘)H
sep? * ! e 7Y g /1A
L] [} ™ hT) / ¢ - % -
O Sty

Fig. 3 Microscopic appearance of AdCC shows classic cribriform
architecture and small, bland hyperchromatic cells forming pseudo-
glandular spaces filled with a mucinous, pink to pale purple basement
membrane-like material. Occasional small true glandular spaces are
also seen. Perineural invasion (not shown) was identified only in the
resected specimen

[10]. No significant difference exists in terms of the fre-
quency between male and female patients [9]. Symptoms
depend on the tumor’s location. For example, a subglottic
lesion may result in dyspnea (due to airway obstruction)
and a glottic or supraglottic lesion may cause hoarseness
(due to vocal cord compromise). In cases of AdCC, neck
pain is a characteristic symptom due to perineural invasion
[9].

AdCC of the larynx appears to behave in a similar
fashion to AdCC of other head and neck sites. It is a slowly
growing but highly invasive cancer with a high recurrence
rate. Hematogenous spread occurs often in the course of the
disease [11, 12]. The prognostic factors of AAJCC depend
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Table 1 Previous case reports of AACC arising in the larynx reported
in the English language literature over the last 20 years

Author(s) Case(s) Year(s)
Maukarbel RV et al. 15 1963-2007
Del Negro A et al. 1 2007
Khan AR et al. 1 2006
Ganly I et al. 12 1970-2003
Lee LA et al. 1 2003
Mabhlstedt K et al. 6 2002
Javadi M et al. 1 2002
Altaf FJ 1 2001
Hogg RP et al. 1 1999

de Kerviler E et al. 1 1995

on tumor site, tumor stage, and microscopic tumor pattern.
Tubular and cribriform subtypes have a better prognosis
than solid subtypes [13, 14]. in our case, microscopic
examination revealed the classic cribriform pattern, which
is considered low-grade (Grade I/III). Moreover, the patient
presented in clinical stage II (T2, NO, MO) due to tumor
extension to the vocal cords with impaired mobility (T2),
negative lymph nodes (NO), and no evidence of distant
metastases (MO).

Surgical excision is recommended owing to the relative
radioresistance of these tumors. Because of the propensity
for submucosal spread, plus perineural and lymphovascular
invasion, total laryngectomy is often required. Notably, in
AdCC, regional recurrence is rare, but distant metastasis is
common [2].

Postoperative radiation is advocated by some, since
radiotherapy has been shown to result in tumor regression
and symptomatic relief [15]. The use of chemotherapy in
AdCC is controversial. Some investigators have reported
positive responses to chemotherapy and recommended it as
palliative therapy in advanced cases [16].

Previous case reports of AACC in the larynx are listed in
the table [2, 4, 6, 9, 17-22]. Of these cases, none is
described as arising in the exact location as our patient’s
tumor. Therefore, to our knowledge, this is the first case of
AdCC arising in the inter-arytenoid, postcricoid region
ever reported in the English language literature. After
4 years of post-operative follow-up, our patient remains
free of loco-regional recurrence and/or distant metastases
(Table 1).
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