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Case Report 

Coloreetal Polyposis With Mixed Juvenile 
and Adenomatous Patterns 
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Summary. An unusual form of c010rectal polyposis is described displaying 
juvenile, adenomatous and mixed patterns in a 17-year-old girl. Although 
juvenile polyposis is generally considered to be non-neoplastic in nature, in 
both the present and in other case reports histological findings support a 
neoplastic nature. Since an increase in the incidence of large bowel carcinomas 
has been found in subjects with a previous diagnosis of juvenile polyposis, 
these patients should be considered to be at risk, and submitted to follow 
up. 
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Introduction 

Juvenile polyposis is considered to be a different entity from familial polyposis 
(McColl et al., 1964; Veale et al., 1966). Several cases have been described 
in the last decade (for a general review, see Enterline, 1976). Morson and 
Dawson (1972) suggested that there may be two different types of juvenile 
polyposis, one non-familial and associated with other congenital abnormalities, 
such as cardiac defects or hydrocephalus; the other characterized by autosomal 
dominant inheritance (Erbe, 1976), without associated congenital abnormalities. 
In juvenile polyposis, single lesions display the typical histological features of 
juvenile polyps (Morson and Dawson, 1972); they have been described in the 
large bowel only (Veale et al., 1966; Smilow et al., 1966; Stemper et al., 1975) 
or in the large bowel and in other parts of the gastrointestinal tract (Sachatello 
et al., 1970; 1974). These polyps are generally considered to be hamartomatous 
and therefore non-neoplastic (Morson and Dawson, 1972), although this has 
been questioned since adenomatous areas have been occasionally found (Kasch- 
ula, 1971; Koruka, 1976; Enterline, I976). We report here a case of juvenile 
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polyposis present ing with adenomas ,  and  polyps showing in termediate  (juvenile 
and  adenomatous )  features. 

Case Report 

A 17-year-old girl, complaining of intermittent diarrhea and rectal bleeding from the age of six, 
was referred to the hospital because of anemia, weight loss and severe diarrhea with blood and 
mucus in the stools. Colonoscopy showed multiple polyps, 0.5 to 2.5 cm in diameter: they were 
numerous in the rectum and less so in the caecum and ascending colon. A few others were scattered 
in the left colon and sigmoid. The patient did not show evidence of the Peutz-Jeghers syndrome. 
X-ray of the stomach and small intestine were normal. Polypoid lesions of the rectum, sigmoid 
and left colon were removed endoscopically and examined histologically. Ten months later, a 
right colectomy was performed and 16 polyps were studied histologically. On further sigmoidoscopic 
examinations from 4 to 10 months after colectomy, 4 more polyps were removed. Fourteen months 
after colectomy the patient is doing well: she has recovered from bloody diarrhea, anemia and 
gained weight. Her family history was reviewed and 13 members of the kindred were considered. 
None of them complained of gastrointestinal pathology; three of them were dead because of 
acute vascular accidents. 

Results 

Several sections of 86 polypoid  lesions were examined histologically. Part icular  
a t ten t ion  was paid to the a m o u n t  of stroma, the degree and  type of in f lammat ion ,  
the characteristics of superficial and  g landular  epithelium. 

More  than  half  the polyps displayed the typical features of juveni le  polyps 
(Fig. 1): the l amina  propr ia  was a b u n d a n t  and  oedematous  with p r omi ne n t  
in f l ammatory  inf i l t ra t ion of both  granulocytes  and  lymphoid  cells. Extensive 
areas of haemorrage  were evident. G lands  were widely separated by lamina  
propr ia  and  some had a cystic appearance.  The cysts were filled with mucus  
and their epi thel ium was often atrophic or missing. The surface of the polyp 
and  the glands were covered by a single layer of co lumnar  cells showing no 
evidence of crowding or anaplas ia ;  most  of them were secreting mucus.  

In  15 other polyps features suggestive of a de noma  were found  in some 
areas (Fig. 2). G lands  were more  closely packed, with an irregular out l ine ;  
epithelial cells were tall, with crowded and  irregular  nuclei. The n u m b e r  of 
goblet  cells was reduced. 

Fig, 1. Juvenile polyp. The surface is regular, the superficial and glandular epithelium typical. 
Note a retention cyst (arrows). The stroma is abundant and dissociate by haemorrage, x 10 

Fig, 2. Polyp with intermediate (juvenile and adenomatous) features. On the top typical glands 
and a retention cyst are evident. In the middle and on the bottom the glandular epithelium show 
deeply stained, crowded nuclei. Arrows point out the transition from normal to neoplastic epithelium. 
x 35 

Fig. 3. a Polyp with adenomatous pattern of the glands. Note the abundance of the stroma, similar 
to that of the juvenile polyp. • 35. b Higher magnification of a tubular adenoma. Glandular 
epithelium show deeply stained, crowded nuclei. Numerous mitoses are evident as well (arrows). 
x I50 
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Fig. 4. a Part of  the villous adenoma with prominent  haemorragic dissociation of the stroma. 
x i0. b Higher magnification of the villous adenoma.  In an oedematous and congested s troma 
two glands are present, one (on the right) covered by typical mucus-secreting epithelium the other 
by a neoplastic epithelium with mild displasia, x 250 

Finally, epithelial arrangement typical of adenomas was found in 14 addi- 
tional polyps, being of tubular type in 13 (Figs. 3a and b) and of villous type 
in one (Figs. 4a and b). Epithelial cells showed prominent proliferative activity, 
loss of polarity and mild to moderate degree of dysplasia (Fig. 3b). Nuclei 
were crowded and occupied most of the total cell height. Mucus secretion 
was inconspicous, goblet cells being rare or absent. Supporting stroma was 
more abundant than usual in the adenomas and showed inflammatory cell 
infiltration and prominent haemorragic disruption (Fig. 3 a). In the villous ade- 
noma cellular atypia was mild an mucin secretion was abundant. Stromal hae- 
morrage was evident (Figs. 4a and b). 

There was no evidence of atypia suggesting malignancy or of submucosal 
invasion in any of the lesions. 
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Discussion 

The present case has some peculiar features uncommon in juvenile polyposis. 
The family history rules out an inheritance of the Mendelian type. In addition, 
in contrast with most cases of the non-familial type of polyposis there were 
no associated congenital abnormalities. Although the polypoid lesions of  juvenile 
polyposis are usually considered to be non-neoplastic (Morson and Dawson, 
1972) our case presented with tubular, villous and other adenomas with interme- 
diate features, apart  f rom the juvenile polyps. 

Intermediate juvenile and adenomatous  patterns in the same polyp (Kozuka, 
1976) and the concomitant  presence of a juvenile polyp and an adenoma (Stem- 
per et al., 1975) have been reported. Since both lesions are common their associa- 
tion may be fortuitous. Two cases similar to ours have been reported in the 
literature (Kaschula, 1971 ; Enterline, 1976). 

These findings suggest a possible relationship between juvenile polyps and 
adenomas. In this context patients with juvenile polyposis have been described 
in kindreds with adenomatosis  of  the large bowel (Veale et al., 1966; Haggitt  
and Pitcock, 1970). It  has been suggested that juvenile polyps are an immature 
variant of  adult (adenomatous) polyps and that they are able to develop into 
carcinoma, after a considerable period of time and repeated exposure to carcino- 
genic agents (Kozuka,  1976). An increased incidence of colorectal carcinoma 
in patients with juvenile polyps or polyposis has been reported (Smilow et al., 
1966; Stemper et al. 1975). It is known that juvenile polyps even though they 
occur in adults are much more common in children and adolescents. Adenomas 
do not usually appear  before the age of  10 and adenomatosis coli is usually 
detected in the third and fourth decades (Morson and Dawson, 1972). It is 
therefore conceivable that the neoplastic t ransformation may occur in the period 
of life covered by the reports of  Kaschula,  and Enterline and ourselves, i.e., 
between 11 and 17 years. 

In conclusion, our findings seem to give further support  to the possible 
association of juvenile and adenomatous  polyposis and to the possibility of 
a t ransformation of the former into true adenomatous  neoplasia. Since the 
development of  carcinoma from adenomas is well established, these patients 
must be considered to be at risk. A careful follow-up may be recommended. 
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