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Scar Endometriosis in a Patient With Bladder

Exstrophy
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Endometriosis is an ectopic occurrence of tissue morphologically and functionally
resembling endometrial tissue in regions outside the uterine cavity. Although scar
endometriosis after surgery has been shown to be most common among all the
extrapelvic forms of endometriosis, endometriosis after bladder exstrophy surgery has
not been reported, and here we present the first known case. A 26-year-old woman with a
history of bladder exstrophy was aware of a painful induration at the operative scar
located in the left lower abdominal wall, and presented at our hospital. Although the
symptoms resolved, recurring exacerbation was observed after 9 months. Abdominal
magnetic resonance imaging showed a heterogeneous mass 16 mm in diameter in the left
abdominal wall with high signal intensity on TIW1 and T2W1 images. She underwent
excisional biopsy of the lesion under general anesthesia. Histopathology confirmed the
diagnosis of endometriosis. Eighteen months after surgery, she was well and free from
recurrence.
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ndometriosis is an ectopic occurrence of tissue

morphologically and functionally resembling
endometrial tissue that is present in regions other
than the uterus.! Although endometriosis occurs
most frequently in the intrapelvic organs, many
cases of extrapelvic endometriosis throughout the
body have been reported. Among them, endometri-
osis in a surgical scar is rare, and its clinical

diagnosis can be confused with other lump lesions,
such as abscesses, hematomas, and suture granulo-
mas.”® The most frequent antecedent surgical pro-
cedure among patients with scar endometriosis is a

2 We were unable to find a

Cesarean section.
previous report of endometriosis associated with

ectopia vesica in the language we searched.
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Fig. 1 Pelvic CT reveals a cystic subcutaneous mass (white

arrow).

Case Report

A 26-year-old woman (gravida 3, para 0), with a
history of surgery related to bladder exstrophy in
her neonatal and infantile periods, was aware of a
painful induration at the operative scar located in
her left groin and reported to our hospital. A pelvic
computed tomography (CT) scan revealed a subcu-
taneous cystic lesion without calcification located
coincident with the induration (Fig. 1). Suspecting a
suture-related abscess, ultrasound-guided fine nee-
dle aspiration of the content fluid was performed.
The aspirate comprised old blood, and cytology of
the fluid was negative for malignancy. Although the
symptoms were resolved completely by aspiration,
exacerbation recurred 9 months later involving
repeated spontaneous remissions and relapses.
Interviews revealed that each flare-up coincided
with the patient’s menstruation. Magnetic resonance
imaging (MRI) showed a heterogeneous mass 16
mm in diameter with high signal intensity on TIW1
and T2W1 images (Fig. 2A and 2B).

SCAR ENDOMETRIOSIS WITH BLADDER EXSTROPHY

Based on these findings, the patient underwent
excisional biopsy of the mass under general anes-
thesia, on suspicion of endometriosis. During the
operation, the lesion could be approached easily
through an incision at the previous scar in the left
groin region. Although adhesions to the surround-
ing tissue were partially severe, the lesion did not
have a border with the uterine round ligament.
There was no evidence of coexisting inguinal or
femoral hernias.

Histopathologically, the removed tissue included
fibrous connective tissues and several hollow glands
lined with columnar epithelial layers; the glands
were surrounded by stromal cells (Fig. 3A). Immu-
nohistochemical analysis of the glands revealed
positive immunostaining for progesterone and
estrogen receptors (Fig. 3B and 3C). A diagnosis of
endometriosis was made. Bladder tissue and meso-
thelial cells were not found in the excised specimen.

The patient’s postoperative course was unevent-
ful, and she was discharged the following day. She
achieved spontaneous pregnancy and delivered
vaginally 23 months after surgery.

Discussion

Endometriosis is defined as the presence of ectopic
endometrial tissue that can respond to ovarian
hormonal stimulation. It is a common gynecologic
condition that affects up to 22% of all women, about
20% to 30% of patients presenting with subfertility
and up to 45% of women with pelvic pain.*
Endometriosis has been described in almost all
body cavities and organs, including the central
nervous system, lung, small and large bowel,
gallbladder, kidney, extremities, perineum, and
abdominal wall. Among these sites, the presence
of ectopic endometrial tissue within the abdominal

Fig. 2 Abdominal MRI shows a heterogeneous mass in the left abdominal wall with high signal intensity on (A) TIW1 and (B) T2W1

images (white arrow).
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Fig. 3 (A) Hematoxylin and eosin staining of the removed tissue shows small and large cysts with fibrillar connective tissue and

endometrial glands and interstitium (X100). Immunohistochemistry revealed that both the endometrial glands and interstitium were

immunopositive for (B) estrogen receptors (X200) and (C) progesterone receptors (x200).

wall is uncommon.® Of all cases of endometriosis,
1.9% to 2.6% are reported in the abdominal wall.
Horton et al reviewed 29 articles describing 455 such
patients.” Endometriosis was most frequently asso-
ciated with gynecologic operations, particularly
following a Cesarian section or hysterectomy in
57% and 11% of cases, respectively.” However, 20%
of patients had abdominal-wall endometriosis that
did not arise in association with an abdominal scar.
Endometriosis can be found associated with scars
not associated with gynecologic operations, includ-
ing acute appendicitis, but to our knowledge there
have been no reports of this entity subsequent to
surgery for bladder exstrophy.

In this case, the endometriosis might have been
associated with the bladder exstrophy or with the
primary lesion. Regarding the primary inguinal
lesion, the reported initial sites are the uterine
round ligament, the peritoneum of the inguinal
hernia sac, and the peritoneum of a femoral hernia.'
However, in this case, the lesion was not adherent to
the round ligament, and there was no evidence of
coexisting inguinal or femoral hernias, so an
association with the bladder exstrophy should be
considered.

Int Surg 2013,98

Endometriosis occurring in the bladder is rare,
affecting approximately 0.2% to 0.6% of all patients
with endometriosis.®” Multiple pathogenic causes
for the ectopic occurrence of endometriosis have
been proposed. They include (1) an endometrial
implantation theory based on the reflux of menstru-
al blood through the oviducts; (2) a coelomic
metaplasia theory involving differentiation in peri-
toneal mesothelial cells; (3) theories of lymphoge-
nous or hematogenous routes involving lymphatic
and vascular metastases; (4) a mechanical transplant
theory involving the persistence of remnants of
endometrium following a spontaneous or operative
delivery; (5) an embryonic remnant theory based on
residues of Wolffian or Millerian ducts; (6) a
composite theory based on a combination of the
implantation and metastasis theories; and (7) a
recent hypothesis based on the involvement of local
immune factors. As for bladder endometriosis, its
etiology and pathogenesis remain highly controver-
sial, because the affected patients show features
ranging from solitary lesions to concomitant non-
vesical lesions; moreover, they might or might not
have a history of gynecologic surgery. At least 3
different alternative pathogenetic mechanisms have
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been hypothesized: (1) development from metapla-
sia of Miillerian duct remnants; (2) extension of
adenomyotic lesions arising in the myometrium and
subsequently invading the bladder; or (3) iatrogenic
displacement of the decidua after gynecologic
surgery, particularly after a Cesarean section.'*"*

As for the other pathologic conditions including
endometrial lesions, fewer than 20 cases of
Miillerianosis of the bladder have been report-
ed.”>® This rare entity is characterized by the
presence of an admixture of at least 2 types of
Miillerian tissue leading to endometriosis, endo-
cervicosis, and endosalpingosis in the lamina
propria and muscularis propria of the bladder.
Miillerianosis can occur without any history of
pelvic surgery and the histologic and immunohis-
tochemical features support the idea of a metaplas-
tic origin in embryonic duct remnants."°

Although we could not show any conclusive
pathologic evidence of an association between
bladder endometriosis and the bladder exstrophy
in the present case, metaplasia from residual tissue
during surgery for the bladder exstrophy or
retention of embryonic duct remnants during
organogenesis are possible etiologies. Future accu-
mulation of similar cases would be helpful for
clarification of this association between bladder
exstrophy and endometriosis. It could also help
clarify the pathogenesis of bladder endometriosis.

References

1. Terada S, Miyata Y, Nakazawa H, Higashimori T, Arai T,
Kikuchi Y, et al. Immunohistochemical analysis of an ectopic
endometriosis in the uterine round ligament. Diagn Pathol
2006;1(27)

2. Horton JD, Dezee KJ, Ahnfeldt EP, Wagner M. Abdominal wall
endometriosis: a surgeon’s perspective and review of 445
cases. Am | Surg 2008;196(2):207-212

148

10.

11.

12.

13.

14.

15.

SCAR ENDOMETRIOSIS WITH BLADDER EXSTROPHY

. Fulciniti F, Caleo A, Lepora M, Fortunato A, Vetrani A,

Palombini L. Fine needle aspiration cytology of endometriosis:
experience with 10 cases. Acta Cytol 2005;49(5):495-499

. Agarwal A, Fong YF. Cutaneous endometriosis. Singapore Med

] 2008;49(9):704-709

. Nissotakis C, Zouros E, Revelos K, Sakorafas GH. Abdominal

wall endometrioma. AORN ] 2010;91(6):730-742

. Bellelis P, Dias JA Jr, Podgaec S, Gonzales M, Baracat EC,

Abrao MS. Epidemiological and clinical aspects of pelvic
endometriosis: series of cases. Rev Assoc Med Bras 2010;56(4):
467-471

. Pérez-Utrilla Pérez M, Aguilera Bazan A, Alonso Dorrego JM,

Hernandez A, de Francisco MG, Martin Hernandez M, et al.
Urinary tract endometriosis: clinical, diagnostic, and thera-
peutic aspects. Urology 2009;73(1):47-51

. Abrao MS, Dias JA Jr, Bellelis P, Podgaec S, Bautzer CR,

Gromatsky C. Endometriosis of the ureter and bladder are not
associated diseases. Fertil Steril 2009;91(5):1662-1667

. Somigliana E, Vercellini P, Gattei U, Chopin N, Chiodo I,

Chapron C. Bladder endometriosis: getting closer and closer to
the unifying metastatic hypothesis. Fertil Steril 2007;87(6):
1287-1290

Donnez J, Spada F, Squifflet J, Nisolle M. Bladder endometri-
osis must be considered as bladder adenomyosis. Fertil Steril
2000;74(6):1175-1181

Fedele L, Piazzola E, Raffaelli R Panazza S, Cortesi I,
Crosignani PG. Bladder endometriosis: deep infiltrating
endometriosis or adenomyosis? Fertil Steril 1998;69(1):972-975
Vercellini P, Meschia M, De Giorgi O Panazza S, Cortesi I,
Crosignani PG. Bladder detrusor endometriosis: clinical and
pathogenetic implications. | Urol 1996;155(1):84-86

Donne C, Vidal M, Buttin X, Becerra P, Carvia R, Zuluaga A, et
al. Mullerianosis of the urinary bladder: clinical and immu-
nohistochemical findings. Histopathology 1998;33(3):290-292
Olivia Vella JE, Nair N, Ferryman SR, Athavale R, Latthe P,
Hirschowitz L. Miillerianosis of the urinary bladder. Int | Surg
Pathol 2011;19(4):548-551

Koren ], Mensikova ], Mukensnabl P, Zamecnik M. Mulleria-
nosis of the urinary bladder: report of a case with suggested
metaplastic origin. Virchows Arch 2006;449(2):268-271

Int Surg 2013,98

$S900E 93l) BIA /0-20-G20Z e /wod Aioyoeignd-poid-swud-yiewlarem-jpd-awndy/:sdiy woly papeojumoq




<<
  /ASCII85EncodePages false
  /AllowTransparency false
  /AutoPositionEPSFiles false
  /AutoRotatePages /None
  /Binding /Left
  /CalGrayProfile (Gray Gamma 2.2)
  /CalRGBProfile (sRGB IEC61966-2.1)
  /CalCMYKProfile (U.S. Web Coated \050SWOP\051 v2)
  /sRGBProfile (sRGB IEC61966-2.1)
  /CannotEmbedFontPolicy /Error
  /CompatibilityLevel 1.4
  /CompressObjects /Tags
  /CompressPages true
  /ConvertImagesToIndexed true
  /PassThroughJPEGImages false
  /CreateJobTicket false
  /DefaultRenderingIntent /Default
  /DetectBlends true
  /DetectCurves 0.0000
  /ColorConversionStrategy /LeaveColorUnchanged
  /DoThumbnails false
  /EmbedAllFonts true
  /EmbedOpenType false
  /ParseICCProfilesInComments true
  /EmbedJobOptions true
  /DSCReportingLevel 0
  /EmitDSCWarnings false
  /EndPage -1
  /ImageMemory 1048576
  /LockDistillerParams false
  /MaxSubsetPct 100
  /Optimize true
  /OPM 1
  /ParseDSCComments true
  /ParseDSCCommentsForDocInfo true
  /PreserveCopyPage true
  /PreserveDICMYKValues true
  /PreserveEPSInfo false
  /PreserveFlatness false
  /PreserveHalftoneInfo false
  /PreserveOPIComments false
  /PreserveOverprintSettings true
  /StartPage 1
  /SubsetFonts false
  /TransferFunctionInfo /Remove
  /UCRandBGInfo /Preserve
  /UsePrologue false
  /ColorSettingsFile ()
  /AlwaysEmbed [ true
  ]
  /NeverEmbed [ true
  ]
  /AntiAliasColorImages false
  /CropColorImages false
  /ColorImageMinResolution 150
  /ColorImageMinResolutionPolicy /OK
  /DownsampleColorImages false
  /ColorImageDownsampleType /Average
  /ColorImageResolution 300
  /ColorImageDepth 8
  /ColorImageMinDownsampleDepth 1
  /ColorImageDownsampleThreshold 1.50000
  /EncodeColorImages true
  /ColorImageFilter /FlateEncode
  /AutoFilterColorImages false
  /ColorImageAutoFilterStrategy /JPEG
  /ColorACSImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /ColorImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /JPEG2000ColorACSImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /JPEG2000ColorImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /AntiAliasGrayImages false
  /CropGrayImages false
  /GrayImageMinResolution 150
  /GrayImageMinResolutionPolicy /OK
  /DownsampleGrayImages false
  /GrayImageDownsampleType /Average
  /GrayImageResolution 300
  /GrayImageDepth 8
  /GrayImageMinDownsampleDepth 2
  /GrayImageDownsampleThreshold 1.50000
  /EncodeGrayImages true
  /GrayImageFilter /FlateEncode
  /AutoFilterGrayImages false
  /GrayImageAutoFilterStrategy /JPEG
  /GrayACSImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /GrayImageDict <<
    /QFactor 0.15
    /HSamples [1 1 1 1] /VSamples [1 1 1 1]
  >>
  /JPEG2000GrayACSImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /JPEG2000GrayImageDict <<
    /TileWidth 256
    /TileHeight 256
    /Quality 30
  >>
  /AntiAliasMonoImages false
  /CropMonoImages false
  /MonoImageMinResolution 1200
  /MonoImageMinResolutionPolicy /OK
  /DownsampleMonoImages false
  /MonoImageDownsampleType /Average
  /MonoImageResolution 1200
  /MonoImageDepth -1
  /MonoImageDownsampleThreshold 1.50000
  /EncodeMonoImages true
  /MonoImageFilter /CCITTFaxEncode
  /MonoImageDict <<
    /K -1
  >>
  /AllowPSXObjects false
  /CheckCompliance [
    /None
  ]
  /PDFX1aCheck false
  /PDFX3Check false
  /PDFXCompliantPDFOnly false
  /PDFXNoTrimBoxError true
  /PDFXTrimBoxToMediaBoxOffset [
    0.00000
    0.00000
    0.00000
    0.00000
  ]
  /PDFXSetBleedBoxToMediaBox true
  /PDFXBleedBoxToTrimBoxOffset [
    0.00000
    0.00000
    0.00000
    0.00000
  ]
  /PDFXOutputIntentProfile (U.S. Web Coated \050SWOP\051 v2)
  /PDFXOutputConditionIdentifier (CGATS TR 001)
  /PDFXOutputCondition ()
  /PDFXRegistryName (http://www.color.org)
  /PDFXTrapped /Unknown

  /CreateJDFFile false
  /Description <<
    /ENU ([Based on 'AP_Press'] Use these settings to create PDF documents with higher image resolution for high quality pre-press printing. The PDF documents can be opened with Acrobat and Reader 5.0 and later. These settings require font embedding.)
  >>
  /Namespace [
    (Adobe)
    (Common)
    (1.0)
  ]
  /OtherNamespaces [
    <<
      /AsReaderSpreads false
      /CropImagesToFrames true
      /ErrorControl /WarnAndContinue
      /FlattenerIgnoreSpreadOverrides false
      /IncludeGuidesGrids false
      /IncludeNonPrinting false
      /IncludeSlug false
      /Namespace [
        (Adobe)
        (InDesign)
        (4.0)
      ]
      /OmitPlacedBitmaps false
      /OmitPlacedEPS false
      /OmitPlacedPDF false
      /SimulateOverprint /Legacy
    >>
    <<
      /AllowImageBreaks true
      /AllowTableBreaks true
      /ExpandPage false
      /HonorBaseURL true
      /HonorRolloverEffect false
      /IgnoreHTMLPageBreaks false
      /IncludeHeaderFooter false
      /MarginOffset [
        0
        0
        0
        0
      ]
      /MetadataAuthor ()
      /MetadataKeywords ()
      /MetadataSubject ()
      /MetadataTitle ()
      /MetricPageSize [
        0
        0
      ]
      /MetricUnit /inch
      /MobileCompatible 0
      /Namespace [
        (Adobe)
        (GoLive)
        (8.0)
      ]
      /OpenZoomToHTMLFontSize false
      /PageOrientation /Portrait
      /RemoveBackground false
      /ShrinkContent true
      /TreatColorsAs /MainMonitorColors
      /UseEmbeddedProfiles false
      /UseHTMLTitleAsMetadata true
    >>
    <<
      /AddBleedMarks false
      /AddColorBars false
      /AddCropMarks false
      /AddPageInfo false
      /AddRegMarks false
      /BleedOffset [
        9
        9
        9
        9
      ]
      /ConvertColors /NoConversion
      /DestinationProfileName (U.S. Web Coated \(SWOP\) v2)
      /DestinationProfileSelector /UseName
      /Downsample16BitImages true
      /FlattenerPreset <<
        /ClipComplexRegions true
        /ConvertStrokesToOutlines false
        /ConvertTextToOutlines false
        /GradientResolution 300
        /LineArtTextResolution 1200
        /PresetName ([High Resolution])
        /PresetSelector /HighResolution
        /RasterVectorBalance 1
      >>
      /FormElements true
      /GenerateStructure false
      /IncludeBookmarks false
      /IncludeHyperlinks false
      /IncludeInteractive false
      /IncludeLayers false
      /IncludeProfiles true
      /MarksOffset 6
      /MarksWeight 0.250000
      /MultimediaHandling /UseObjectSettings
      /Namespace [
        (Adobe)
        (CreativeSuite)
        (2.0)
      ]
      /PDFXOutputIntentProfileSelector /UseName
      /PageMarksFile /RomanDefault
      /PreserveEditing true
      /UntaggedCMYKHandling /LeaveUntagged
      /UntaggedRGBHandling /LeaveUntagged
      /UseDocumentBleed false
    >>
  ]
  /SyntheticBoldness 1.000000
>> setdistillerparams
<<
  /HWResolution [2400 2400]
  /PageSize [612.000 792.000]
>> setpagedevice


