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ABSTRACT

Solitary Peutz Jeghers (SPJ) type hamartomatous polyp is a rare and separate entity from classic Peutz Jeghers syndrome (PJS). A
hamartomatous polyp without associated mucocutaneous pigmentations, any other gastrointestinal polyp or a family history of PJS
is diagnosed as a SPJ type polyp. We described a case of 22-year-old young man in whom solitary duodenal polyp was incidentally
detected and resected. Histopathological examination revealed PJ type hamartomatous polyp with foci of adenomatous and moderate
dysplastic change. Very few cases of solitary duodenal PJ type hamartomatous polyps with malignant transformation have been reported.
They can be treated with endoscopic or surgical resection. Endoscopic ultrasound can give an idea about the depth of involvement. This
is a rare case of duodenal solitary PJ polyp with dysplasia in a young patient.
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CASE REPORT

A 22-year-old young male came to emergency department with
history of blunt abdominal trauma. On ultrasound, there was
minimal free fluid in pelvis and so was advised Contrast Enhanced
Computed Tomography (CECT) for persistent pain in abdomen.

On CECT abdomen and pelvis, there was no solid organ injury
or free fluid in abdomen and pelvis. However, there was well
defined, lobulated, polypoidal soft tissue density, homogenously
enhancing intraluminal mass lesion measuring 4.5x3.8x3.2cm o

in second part of duodenum occluding the entire lumen [Table/ - e B
Fig-1,2]. An upper gastrintestinal endoscopy was performed Kol b IS oo s
which revealed 4x4cm sessile lobulated polyp in the second part ultrasound image showing large echogenic mass lesion in second part of duodenum
of duodenum with superficial ulcerations and occluding the entire with base extending up to submucosa. Muscularis propria is uninvolved.
duodenal lumen [Table/Fig-3]. Histological examination of a biopsy

specimen obtained from the lesion revealed findings suggestive
of a tubulo-villous adenoma with low grade dysplasia. In order
to know the exact depth of the polyp, endoscopic ultrasound
was done which revealed approximately 5x5cm sized echogenic
polypoidal mass in the second part of duodenum with extension
of base upto submucosa. Muscularis propria was not involved
[Table/Fig-4]. Endoscopic resection was performed [Table/Fig-5]
and sample sent for histopathological evaluation revealed Peutz
Jeghers type hamartomatous polyp with muscularis mucosa in
its arborizing branches with foci of adenomatous changes and
moderate dysplasia [Table/Fig-6]. He had no mucocutaneous

[Table/Fig-5]: Upper gastrointestinal endoscopy after polypectomy.

[Table/Fig-6]: Histopathology of the resected specimen of duodenal polyp
demonstrating branching bundles of smooth muscle fibres (asterisk) covered with
duodenal mucosa with a focus of dysplasia (arrow) [Haematoxylin-eosin stain,
Magnification x 40].

pigmentation or family history of Peutz Jeghers syndrome. There
was no evidence of any other gastrointestinal polyp confirmed on
colonoscopy and enterography. Patient is kept on yearly follow for
any recurrence or development of new gastrointestinal polyp.

DISCUSSION
Peutz-Jeghers Syndrome (PJS), first described by Peutz in 1921,
is a rare autosomal dominant syndrome caused by germline

[Table/Fig-1]: Contrast enhanced CT of abdomen (axial section) demonstrating well-
defined soft tissue density homogenously enhancing polypoidal mass in second part
of duodenum (asterisk). [Table/Fig-2]: Non contrast CT of abdomen (right lateral
decubitus view) with positive oral contrast demonstrating well-defined soft tissue
density polypoidal mass in second part of duodenum (asterisk).
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mutation of serine threonine kinase 11. It is characterized by
gastrointestinal hamartomatous polyps and mucocutaneous
pigmentation [1]. A hamartomatous polyp without associated
mucocutaneous pigmentation or a family history of PJS is
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diagnosed as a solitary Peutz-Jeghers (PJ) type hamartomatous
polyp. Solitary hamartomatous polyp has been considered a
variant or a separate disease entity [2]. As compared with PJS,
Peutz-Jeghers type hamartomatous polyps are diagnosed with a
lower risk of cancer [3].

Patient with PJS are at increased risk for common and unusual
types of gastrointestinal and nongastrointestinal tumours. Peutz
Jeghers (PJ) type of polyp is defined as a hamartomatous polyp
without any clinical symptoms of PJS [4]. It is characterized
histologically by tree-like branching of smooth muscle fibres,
with a core of smooth muscle covered by mucosal tissue of
near normal appearance [2]. A variety of lesions can be found
in the duodenum and these lesions can be distinguished based
on endoscopic appearance, Endoscopic Ultrasound (EUS) and
histology. Biopsy is recommended to determine histology and
thus guide management [5]. Solitary PJ type polyps have been
described as having a lobular or nodular surface, whitish colour
and whitish spots on the surface. It has been suggested that this
condition should be considered as a clinical entity different from
PJS. Hamartomatous polyps are generally considered to have
very low malignant potential [2]. However, some reports have
described areas of neoplastic change, such as adenomatous or
carcinomatous change in 3-6% of the polyps in PJS [6].

A search of case reports on the MEDLINE database upto July
2015 using the term “solitary duodenal hamartomatous polyp”
revealed only 19 well documented cases of solitary duodenal
hamartomatous polyp, excluding our case, in 14 studies published
in English. Age of onset ranged from 22-89 years (Mean + SD
58.4+22.31). Only four patients out of 20 were in third decade
including our case. Out of 20 cases, 11 were pedunculated, three
semi-pedunculated, two sessile including our case and three not
specified. Most of the patients underwent endoscopic resection
(17 out of 20). Only three patients with polyp size > 50mm required
surgical resection. In our case as the polyp was extending upto
submucosa with muscularis propria being uninvolved, endoscopic
resection was done. Out of 20 patients, five patients showed
adenomatous or malignant transformation including our case.
Out of five cases with malignant transformation, ours is the
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youngest patient with dysplasia and sessile polyp, rest four was
beyond fourth decade with pedunculated polyp [2]. Because of
the malignant potential, a solitary PJ hamartomatous polyp of the
duodenum should be removed. There is no definitive guideline for
treatment of solitary duodenal PJ type hamartomatous polyp [5].
In our case, patient was young without any other medical illness
and the polyp was superficial so endoscopic resection was done.

CONCLUSION

Solitary duodenal Peutz Jeghers type hamartomatous polyp is a
rare entity with low malignant potential. Patient should undergo
upper gastrointestinal endoscopy, small bowel enterography,
colonoscopy, family screening and look for mucocutaneous
pigmentation to differentiate it from Peutz Jeghers syndrome.
Endoscopic ultrasonography is useful to determine the depth of
lesion to plan treatment. These polyps are treated with endoscopy
or surgery depending on size, depth of lesion and evidence of
malignant transformation on biopsy.

CONSENT

Written informed consent was obtained from the patient for
publication of this case report.
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