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Case Report
Ectopic salivary gland tissue in a Rathke’s cleft cyst
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Abstract: The presence of salivary gland tissue in the sella turcica has rarely been reported, mainly after pituitary ex-
amination at autopsy. Only five symptomatic cases have previously been described, mainly associated with Rathke’s 
cleft cyst. We report a 17-year-old boy presenting with headaches and hyperprolactinemia. The MRI showed a 19 
mm sellar mass that at surgery revealed as a cystic lesion filled with mucinous fluid. The histological examination 
documented the presence of ectopic salivary gland tissue in the wall of a Rathke’s cleft cyst. The present report 
focuses on the possible pitfalls when dealing with unusual sellar lesions, and the need of increased awareness of 
this rare condition.
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Introduction

The first report of salivary tissue in the pituitary 
gland was made in 1940 by Erdheim [1]. By 
investigating pituitary glands in 2,300 consec-
utive autopsies on both adults and children, 
Schochet et al. found the presence of salivary 
gland rests in 78 cases [2]. Few cases of ecto-
pic normal salivary gland tissue associated 
with Rathke’s cleft cyst and accompanied by 
hormonal abnormalities, as well as rare sali-
vary gland-like tumors in the sellar region have 
been reported [3-9]. Both clinically and radio-
logically these entities frequently mimic pitu-
itary neoplasms, primarily adenomas. 

We report a 17-year-old man with a pituitary 
symptomatic mass that, at histological exami-
nation, consisted of a Rathke’s cleft cyst con-
taining salivary tissue in the wall. Furthermore, 
we will briefly discuss the possible pathogene-
sis for this rare condition. 

Case report

A 17-year-old male presented with a six-month 
history of headaches and nausea. No other 
neuro-ophthalmological symptoms were pres-
ent. Magnetic resonance imaging (MRI) 

revealed an intra-suprasellar lesion (19 mm in 
diameter) which showed no enhancement after 
gadolinium administration (Figure 1). Hormonal 
assays documented hyperprolactinemia (83.5 
ng/ml; normal range: 3.5-15.5 ng/ml), but oth-
ers pituitary hormone levels were within normal 
range.

The patient underwent transphenoidal excision 
of the lesion, that intraoperatively appeared 
cystic and filled with a yellowish, mucinous fluid 
(Figure 2). The postoperative course was 
uneventful, and the prolactin level lowered to 
33.1 ng/ml. A postoperative MRI examination 
documented the absence of further evident 
abnormalities. Macroscopically, the specimen 
was composed of mucoid material and small 
tissue fragments. The biopsy was formalin fixed 
and paraffin embedded. Five micron sections 
were stained with hematoxylin and eosin. For 
immunohistochemistry, the sections were 
stained with antibodies against CAM 5.2, glial 
fibrillary acidic antigen, epithelial membrane 
antigen, synaptophysin and Ki-67, using the 
ABC method. Histological examination showed 
fragments of normal pituitary tissue admixed 
with normal-appearing salivary tissue, orga-
nized in lobules of seromucous glands, embed-
ded in a fibrovascular network (Figure 3A). 
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Fragments of ciliated or squamous epithelium, 
constituting the lining of the Rathke’s cyst were 
also found (Figure 3B). No atypias were 
observed. Immunohistochemical analysis show- 
ed immunoreactivity for synaptophysin and 
cytokeratin in the adenohypophyseal tissue 
and the proliferative activity, assessed by anti-
Ki67 antibody, was unnoticeable. The histologi-

cal diagnosis was ectopic salivary tissue in 
Rathke’s cleft cyst.

Discussion

Heterotopic salivary gland tissue is usually 
described in the head and neck region, where it 
is subject to the same pathologic changes as 

Figure 1. Coronal T1w (A) and sagittal T1w (B) brain MRI with gadolinium display an intra-suprasellar non enhancing 
mass lesion, contacting the medial cavernous sinuses walls bilaterally, and with cranial extension in close proximity 
of the optic chiasm. 

Figure 2. Intraoperative picture before (A) and after (B) sellar dura incision, showing a mucinous yellowish fluid flow-
ing from the cyst.
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its orthotopic counterpart, including cyst forma-
tion, oncocytic metaplasia, ductal hyperplasia, 
and neoplasms [10].

Presence of ectopic salivary tissue in the pitu-
itary gland is a rare finding. Erdheim was the 
first to describe “tubular glands” in the pitu-
itary, recognizing their salivary nature [1]. 
Schochet et al, investigating pituitary glands at 
autopsy, found presence of salivary gland rests 
in about 3% of 2,300 autopsies [2]. However, 
the presence of salivary ectopic tissue rarely 
becomes symptomatic for a mass effect or 
endocrine abnormalities: in these cases,  an 
association with a Rathke’s cleft cyst has been 
more frequently reported [3-7]. In addition, 
occasional salivary gland-derived tumors have 
been described in the pituitary [8, 9].

The presence of salivary gland rests in the sel-
lar region is probably related to the embryologic 
development of the pituitary gland from 
Rathke’s pouch, which, by the fourth to fifth 
week of human gestation, invaginates from the 
primitive oral cavity, migrates towards the base 
of the brain, and fuses with an extension of the 
floor of the third ventricle, giving rise to the pitu-
itary gland [11]. The pouch closes early in 
embryonic life, but its apical extremity persists 
in postnatal life as a cleft between the anterior 
and posterior lobe of the hypophysis [3]. One 
possible explanation for this abnormal finding 
is the direct transfer of preexisting seromucous 
glands from the oral cavity to the sellar region, 
driven by the Rathke’s pouch migration. An 
alternative explanation could be a differentia-
tion into both salivary and adenohypophyseal 
tissues of Rathke’s pouch components. In this 
respect, experimental in vivo studies have doc-

umented that during murine organogenesis 
salivary gland-like tissue can develop from pitu-
itary epithelium in vitro recombined with sub-
mandibular gland mesenchyme [12]. In fact, it 
is possible that during human embryogenesis, 
mesenchymal components, accompanying 
Rathke’s pouch in the sella, can induce primi-
tive pituitary epithelium to differentiate towards 
salivary gland tissue. 

Moreover, it is possible that in rare cases this 
“ectopic” salivary tissue undergoes neoplastic 
transformation, giving rise to a spectrum of 
neoplasms similar to those found in salivary 
glands, as reported in the literature [8, 9]. The 
present report emphasizes the risk of pitfalls 
when dealing with unusual sellar lesions, and 
the need of increased awareness of this rare 
condition.
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Figure 3. Microscopic features. A: Salivary tissue contained in the cyst wall (HE, x100). B: Ciliated epithelial lining of 
the Rathke cleft cyst abutting on adenohypophyseal tissue (HE, x200).
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