BRIEF COMMUNICATION

Decidualized endometriosis
causing inversion of the appendix,
massive hemorrhage and fetal

death
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AM MagLIocco, RT MULLOY, RM PRESHAW, JK KELLY. Decidualized
endometriosis causing inversion of the appendix, massive hemorrhage and fetal
death. Can ] Gastroenterol 1991;5(1):18-20. An extraordinary case of inver-
sion of the appendix due to decidualized endometriosis is reported. A 35-year-old
woman presented at 37 weeks of pregnancy with acute massive rectal hemorrhage
and fetal death. A limited right hemicolectomy was performed. The cecum
contained an inverted appendix with an ulcerated tip. Histologically there was
decidualized endometriosis in the ulcer bed and in all layers of the appendiceal wall.
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Endomédriose déciduale de ’appendice responsable d’une
inversion appendiculaire, d’une hémorragie massive et de mort

foetale

RESUME: On rapporte le cas extraordinaire d'une inversion appendiculaire due
4 une endomédriose déciduale. La patiente dgée de 35 ans et enceinte de 37
semaines §'est présentée avec une rectorragie massive aigué et la mort foerale a
été constatée. Une hémicolectomie droite limitée a été effectuée. Le caecum
contenait un appendice inverti a l'extrémité ulcérée. Histologiquement, on a
relevé la présence d’endométriose dans la niche ulcéreuse et dans toutes les
couches de la paroi appendiculaire.
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PRIMARY APPENDICEAL INTUSSUS-
ception is a rare pathological en-
tity, occurring in less than 0.01% of all
appendiceal resections, according toa
survey of over 71,000 cases by Collins
(1). The presence of endometriosis asa
complicating or instigating factor in
such cases is even rarer, with fewer than
20 cases described to date in the litera-
ture (2). The clinical picture of such
cases is diverse, with symptoms varying
from none to severe abdominal pain
and gastrointestinal hemorrhage (3-5),

The authors report a case of appen-
diceal intussusception with endo-
metriosis in a pregnant woman at 3]
weeks gestation resulting in life
threatening gastrointestinal hemor-
rhage and fetal death.

CASE PRESENTATION
A 35-year-old woman at 37 weeks
gestation presented to hospital with
24 h history of postural dizziness and
passing bright red blood per rectum,
There was associated mild right lower
quadrant abdominal pain. The preg

18 CAN ] GASTROENTEROL VOL 5 NO | JANUARY/FEBRUARY 199]




Figure 1) Mesenteric artery angiogram demonstrates tortuous vessels in the region of the cecum and
extravasated dye indicating intestinal hemorrhage within the ascending colon
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Figure 2) Gross appearance of the inverted appendix as it protruded into the cecum. The appendiceal

fip shows acute ulceration with a fibvinopurulent exudate capping an area of recent hemorrhage. The
sessile polyp at the base of the appendix proved to be a hyperplastic polyp and was an incidental finding

nancy to this point had been otherwise

. unremarkable, and before it the patient

'~ had not had the cyclic symptomatology
*artributable to endometriosis.

On examination, the patient was

! pale with tachycardia and slight diffuse

abdominal tenderness. Fetal heart

sounds were inaudible. Rectal examina-

tion revealed bright red blood on the

glove but no rectal abnormality.
Hemoglobin was reduced to 70 g/L and
clotting parameters were normal.
Upper gastrointestinal endoscopy
was normal, and sigmoidoscopy
revealed a colonic mucosa obscured by
blood. A tagged red blood cell study
failed to reveal any bleeding sites.
Ultrasound examination confirmed
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Inversion of the appendix

fetal death. Once the patient was stabi-
lized hemodynamically with fluid and
blood transfusions, labour was induced.
A short time after delivery, profuse rec-
tal bleeding recurred. Immediate
mesenteric angiography showed a
bleeding source in a plexus of tortuous
vessels in the ileocecal area (Figure 1).

At laparotomy, distended veins were
noted at the termination of the anterior
tenia coli. The appendix was not seen;
however, a 2 c¢m diameter mass was
palpated within the cecum. The other
abdominal organs were entirely un-
remarkable; specifically, there were no
other sites of venous tortuosity or en-
domertriosis noted. A right hemicolec-
tomy was performed because of the
possibility of a cecal tumour. The
patient’s postoperative course was un-
remarkable.

PATHOLOGICAL FINDINGS

The gross specimen consisted of a
10 cm length of cecum with an at-
tached 3 c¢m length of terminal ileum.
The appendix was discovered to be
completely intussuscepted and ul-
cerated at its tip (Figure 2). There was
a 1.2 cm diameter sessile polyp located
in the cecum 1 ¢cm from the base of the
inverted appendix, but this appeared to
be coincidental.

Histology of the specimen showed
ulceration and necrosis of the tip of the
appendix with endometriosis in the
ulcer base and in the adjacent mucosa
(Figure 2). The wall of the entire length
of the appendix showed submucosal, in-
tramural and serosal endometriosis with
decidualized stroma. The endometriotic
tissue expanded the submucosa.

Examination of the placentashowed
meconium staining and focal infarc-
tion. Fetal autopsy was not obtained.

DISCUSSION

There has been much speculation as
to the cause of inversion of the appen-
dix. Most cases are associated with
chronic inflammation (6), but it is not
clear whether inflammation is a
primary or secondary phenomenon.
Orther associations include mucoceles,
carcinoid tumours, polyps, foreign
bodies and endometriosis (7).
Anatomic or functional abnormalities
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Figure 3) Microscopy of the submucosa of the appendix demonstrates decidualized endometriosis.
The glands are narrow and lined with attenuated epithelium. The decidualized stromal cells are greatly

enlarged with an epithelioid appearance and abundant eosinophilic cytoplasm (hematoxylin and eosin
x180)

may also increase the susceptibility of a
given appendix to intussusception
when exposed to appropriate causative

factors. These abnormalities include
fetal types of cecum, wide appendiceal
lumen, thin mesoappendix, and active
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