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Abstract
A solitary Peutz-Jeghers-type hamartomatous polyp in 
the duodenum is rare, and few reports have described 
its characteristic endoscopic features. We describe three 
cases of solitary Peutz-Jeghers-type hamartomatous 
polyp and their endoscopic findings in detail. The polyp 
in all of our three cases showed an irregularly lobular 
or nodular surface, whereas adenomas often show a 
regularly nodular or granular surface. The color of the 
polyp was whitish in all of our cases. In the present 
cases, close observation by endoscopy revealed that the 
solitary Peutz-Jeghers-type hamartomatous polyps looked 
whitish because of the presence of diffusely scattered 
white spots on the surface of the polyps. Duodenal 
polyps that exhibit the aforementioned endoscopic 
characteristics may be diagnosed as Peutz-Jeghers-type 
hamartomatous polyps and treated by polypectomy 
because of the malignant potential.
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INTRODUCTION
Peutz-Jeghers syndrome is a rare, autosomal-dominant 
disorder characterized by hamartomatous polyps in any part 

of  the alimentary tract and mucocutaneous pigmentation[1]. 
Recently, a patient with a Peutz-Jeghers polyp without 
either mucocutaneous pigmentation or a positive family 
history was described as a case of  solitary Peutz-Jeghers-
type hamartomatous polyp. It has been suggested that this 
condition should be considered as a clinical entity different 
from Peutz-Jeghers syndrome[2]. A solitary Peutz-Jeghers-
type hamartomatous polyp is histologically characterized by 
tree-like branching of  smooth muscle fibers, with a core of  
smooth muscle, covered by mucosal tissue of  near-normal 
appearance[3]. A solitary Peutz-Jeghers-type hamartomatous 
polyp in the duodenum is rare, and few reports have 
described its characteristic endoscopic features[2,4-10]. 
We describe three cases of  solitary Peutz-Jeghers-type 
hamartomatous polyp and their endoscopic findings in 
detail. The polyp in patient 2 was unique in that a focus of  
adenocarcinoma was present within a solitary Peutz-Jeghers-
type hamar-tomatous polyp.

CASE REPORT
Patient 1 was a 59-year-old woman. She visited our 
hospital complaining of  epigastric discomfort. An upper 
gastrointestinal barium meal study revealed a polyp,  
18 mm × 15 mm in diameter, in the second portion of  
the duodenum. Upper gastrointestinal endoscopy revealed 
a semi-pedunculated polyp on the oral side of  the Papilla 
of  Vater (Figure 1). Histological examination of  a biopsy 
specimen obtained from the lesion showed hyperplastic 
duodenal mucosa, suggestive of  the diagnosis of  a 
hyperplastic polyp. Surgical resection of  the polyp was 
performed under informed consent. Histologically, the 
polyp consisted of  branching bundles of  smooth muscle 
fibers covered by hyperplastic duodenal mucosa (Figure 2).

Patient 2 was a 68-year-old woman. She visited our 
hospital because of  epigastralgia. Upper gastrointestinal 
endoscopy revealed a peduncular polyp, 10 mm × 8 mm in 
diameter, in the second portion of  the duodenum (Figure 3). 
Histological examination of  a biopsy specimen obtained 
from the lesion revealed findings suggestive of  an adenoma.  
Endoscopic polypectomy was performed.  Histologically, 
the polyp consisted of  branching bundles of  smooth muscle 
fibers covered by hyperplastic duodenal mucosa containing 
a focus of  cancer near the surface (Figure 4).

Patient 3 was a 60-year-old woman. Upper gastro-
intestinal endoscopy as part of  a health checkup revealed 
a semi-pedunculated polyp, 10 mm × 10 mm in diameter, 
in the duodenal bulb (Figure 5). Histological examination 
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Figure 2  Histologically, the polyp consisted of branching bundles of smooth 
muscle fibers covered by hyperplastic duodenal mucosa.

Figure 1  Upper gastrointestinal endoscopy in patient 1 revealed a semi-
pedunculated polyp, 18 mm × 15 mm in diameter, on the oral side of the Papilla 
of Vater. The polyp showed an irregularly lobular surface and slightly whitish color 
with diffusely scattered white spots on the surface. 

Figure 3  Upper gastrointestinal endoscopy in patient 2 revealed a peduncular 
polyp, 10 mm × 8 mm in diameter, in the second portion of the duodenum. The 
polyp showed an irregularly lobular surface and slightly whitish color with diffusely 
scattered white spots on the surface. 

Figure 4  Histologically, the polyp consisted of branching bundles of smooth 
muscle fibers covered by hyperplastic duodenal mucosa containing a focus of 
cancer near the surface.

of  a biopsy specimen obtained from the lesion showed 
hyperplastic duodenal mucosa. Endoscopic polypectomy 
was performed. Histologically, the polyp consisted of  
branching bundles of  smooth muscle fibers covered by 
normal duodenal mucosa. Brunner’s glands existed in the 
central part of  the polyp (Figure 6).

All of  the polyps showed an irregularly lobular or 
nodular surface and slightly whitish color with diffusely 
scattered white spots on the surface (Figures 1, 3 and 5).  
None of  the three patients showed mucocutaneous 
pigmentation or a history of  familial polyposis.  We found no 
other polyps on colonoscopy or small-bowel follow-through 
examination with barium in any of  the three patients. 

DISCUSSION
A MEDLINE search of  the English language literature 
revealed only nine well-documented cases of  a solitary 
Peutz-Jeghers-type hamar tomatous polyp of  the 



Figure 5  Upper gastrointestinal endoscopy 
in patient 3 revealed a semi-pedunculated 
polyp, 10 mm × 10 mm in diameter, in 
the duodenal bulb. The polyp showed an 
irregularly nodular surface and slightly 
whitish color with diffusely scattered white 
spots on the surface. 

Figure 6  Histologically, the polyp consisted of branching bundles of smooth muscle fibers covered by normal duodenal mucosa. Brunner’s glands existed in the central part 
of the polyp.
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duodenum (Table 1)[2,4-9]. Few of  these reports have 
described the endoscopic characteristics of  these polyps 
in detail.  The polyp in each of  our three cases showed an 
irregularly lobular or nodular surface, whereas adenomas 
often show a regularly nodular or granular surface; this 
finding was compatible with previous reports[2,5-9]. The 
color of  the polyp was whitish in all of  our cases, whereas 
previous reports have described the polyps to be red to 
normal color[6,7,9]. In the present cases, close observation 
by endoscopy revealed that the solitary Peutz-Jeghers- 
type hamartomatous polyps looked whitish because of  the 
presence of  diffusely scattered white spots on the surface 
of  the polyps as Sugimoto et al reported[10]. We could not 
confirm the diagnosis by endoscopic biopsy in any of  our 

cases because the polyps were covered by mucosal tissue 
of  near-normal appearance. We consider that duodenal 
polyps that exhibit the aforementioned endoscopic 
characteristics may be diagnosed as Peutz-Jeghers-type 
hamartomatous polyps.

The polyp in patient 2 was unique in that a focus of  
adenocarcinoma was present within the solitary Peutz-
Jeghers-type hamartomatous polyp and histological 
examination of  a biopsy specimen revealed findings 
suggestive of  an adenoma. Hamartomatous polyps are 
generally considered to have very low malignant potential[11]. 
However, some reports described areas of  neoplastic 
change, such as adenomatous or carcinomatous change 
in 3%-6% of  the polyps in Peutz-Jeghers syndrome[12,13]. 

Table 1  Endoscopic finding

No Author Surface Color Biopsy Therapy Malignancy

1 Bott Not described Not described Inflamation Surgery -
2 Naitoh cerebriform Not described Not described Endoscopic polypectomy -
3 Tanaka Lobrated Not described Not described Endoscopic polypectomy -

4 Tanaka Multi
lobrated

Reddish Benign Endoscopic polypectomy -

5 Nerbi Lobrated Not described Lymphoplastic Surgery -
6 Ichiyoshi Lobrated or

fine granular
Normal Non neoplastic Endoscopic polypectomy ○

7 Kitaoka Lobrated Not described Not 
described

Endoscopic polypectomy -

8 Itaba Not
 described

Normal Normal Endoscopic polypectomy -

9 Itaba Lobrated Normal Normal Endoscopic polypectomy -
10 Our case1 Lobrated or nodular Whitish Hyperplastic polyp Surgery -
11 Our case2 Lobrated or nodular Whitish Adenoma Endoscopic polypectomy ○
12 Our case3 Lobrated or nodular Whitish Hyperplastic polyp Endoscopic polypectomy -
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Ichiyoshi et al also reported a case of  solitary Peutz-Jeghers-
type hamartomatous polyp of  the duodenum containing 
a focus of  adenocarcinoma[7]. Therefore, because of  the 
malignant potential, a solitary Peutz-Jeghers hamartomatous 
polyp of  the duodenum should be removed.

In conclusion, a solitary Peutz-Jeghers-type hamar-
tomatous polyp of  the duodenum is endoscopically 
characterized by a lobular or nodular surface and whitish 
color with diffusely scattered white spots on the surface. 
Duodenal polyps that exhibit the aforementioned endoscopic 
characteristics may be diagnosed as Peutz-Jeghers-type 
hamartomatous polyps and treated by polypectomy because 
of  the malignant potential.
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