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Esthetic Management of Multiple Recession Defects in a
Patient With Cicatricial Pemphigoid
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Cicatricial pemphigoid is one of a number of muco-
cutaneous disorders that can present in the oral cav-
ity with desquamation, pain, and bleeding of the gin-
giva and oral mucosa. This case report describes the
management of cicatricial pemphigoid in a patient
with multiple sites of gingival recession using con-
nective tissue grafting to alleviate root surface sensi-
tivity and improve esthetics. The treatment rationale
is presented and discussed in terms of timing of ther-
apy and implications for wound healing in patients
who present with desquamative gingivitis. J Peri-
odontol 2001;72:230-237.
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Cicatricial or mucous membrane pemphigoid is a
mucocutaneous disorder of unknown etiology which
can affect the oral cavity,! eyes,>3 respiratory
mucosa,? and genitalia.? Diagnosis is dependent on
clinical presentation as well as histopathologic and
immunofluorescence studies. Clinically, cicatricial
pemphigoid is more common in women by a ratio of
3:1, with a mean age of onset of 56 years for women
and 63 years for men. Intraorally, it primarily affects
the attached gingiva, followed by the buccal mucosa,
palate, tongue, and oropharynx.®

Cicatricial pemphigoid is characterized histologi-
cally by a “sub-basilar split,” in which the epithelium
remains intact but is separated from the underlying
connective tissue within the basal lamina. A non-spe-
cific inflammatory infiltrate is present in the lamina
propia consisting of neutrophils, lymphocytes, macro-
phages, and occasional plasma cells.” Direct im-
munofluorescence reveals deposits of IgG and C3
along the basement membrane zone, creating a lin-
ear pattern of fluorescence which is diagnostic for
this condition.8-10

Once a definitive diagnosis is determined, treat-
ment is focused upon the alleviation of clinical signs
and symptoms, referral for consultation with other
specialists to assess the extent of the disease process,
and the prevention of recurrence.!! Although there is
no consensus in the literature as to the appropriate
mode of therapy for intraoral cicatricial pemphigoid
lesions, !! initial treatment usually includes the use of
topical corticosteroid agents.!?13 Refractory cases
may require systemic steroid administration, dap-
sone, or other immunosuppressant agents either alone
or in combination with topical agents.®

Patients with desquamative lesions often present
with periodontal and dental problems in addition to
painful, erosive gingiva; however, little information
exists regarding the dental and periodontal manage-
ment of patients with concurrent mucocutaneous dis-
eases and periodontal destruction.!4-1® This report
describes the management of a patient with multiple
sites of gingival recession and tooth hypersensitivity
complicated by the presence of cicatricial pem-
phigoid. Pharmacologic and surgical treatment regi-
mens are discussed along with the treatment ra-
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Figure I.

Initial presentation with diffuse erythema throughout the attached
gingiva, sloughing epithelium in the area of #10, and multiple
recessions.

tionale, possible complications, and wound healing
implications.

CASE REPORT

A 41-year-old Latin American female was referred to
the Stomatology Center in the Baylor College of Den-
tistry-Texas A & M University System (TAMUS)
Health Science Center, Department of Periodontics
with a 1-year history of painful, ulcerated gingiva and
multiple gingival recessions (Fig. 1). A review of her
medical history revealed controlled hypertension, as
well as a past history of frequent migraine headaches
and depression. Her medications included a tran-
dolapril-verapamil combination and sumatriptan suc-
cinate.

The initial examination revealed diffuse erythema,
bleeding, and sloughing gingiva consistent with
desquamative gingivitis. Teeth #6, 11, 12, and 21
presented with Miller Class | recessions that were
exquisitely sensitive to thermal stimulation and were
of significant esthetic concern to the patient. The
patient’s oral hygiene, although quite effective, was
hampered by her gingival condition. A gingival biopsy
was obtained from the interproximal area of teeth
#12 and 13 and submitted for routine histopathology
and direct immunofluorescence (DIF). The patient
received oral hygiene instructions consisting of gen-
tle gingival debridement and the use of a 0.12%
chlorhexidine gluconate antimicrobial mouthrinse.
Careful instrumentation was performed to eliminate
supragingival plaque-induced inflammation.

Histologic examination revealed stratified squa-
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Figure 2.

Histopathologic specimen (original magnification x10). Note that at
this magnification power, no separation is evident between the
epithelium and underlying connective tissue. It is possible that
electron microscopy would have revealed a separation between the
epithelial lamina and the lamina propia, but that procedure was not
performed.

mous epithelium exhibiting a parakeratinized surface
and a normal maturation pattern. A mild chronic
inflammatory cell infiltrate consisting of lymphocytes
and plasma cells was noted within the underlying
fibrous tissue; however, there was no evidence of a
subepithelial separation to confirm the diagnosis of
pemphigoid (Fig. 2).

DIF testing was performed using conjugates for
IgG, IgA, IgM, C3, C4, and fibrinogen. The patient’s
tissue tested positive for IgG and C3, with linear stain-
ing at the mucosal-submucosal junction (Fig. 3).
These findings confirmed cicatricial pemphigoid. The
patient was prescribed a high-potency topical corti-
costeroid, fluocinonide 0.05% gel, to be applied 3
times daily, and referred to an ophthalmologist for
evaluation. No ocular involvement was detected. After
3 months with only limited clinical response, the med-
ication was changed to an ultra-high potency topical
steroid, betamethasone dipropionate 0.05% gel, again
applied 3 times daily. The patient was monitored peri-
odically for oral Candida infection while on topical
steroid treatment. Following 1 more month of treat-
ment, the patient’s lesions were eliminated, and no
new lesions developed. After 1 additional month with
no recurrence, the condition was deemed to be in
remission and the patient was appointed for surgery.

Examination of teeth #6, 11, 12, and 21 revealed
3 mm recessions, minimal probing depths, and
approximately 2 to 3 mm of attached gingiva apical
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Figure 3.
Direct immunofluorescence. 3+ linear IgG staining and 4+ linear C3
staining at the mucosal-submucosal junction.

to the recessions (Fig. 4). The exposed root surfaces
were carefully root planed and biomodified by bur-
nishing with citric acid for 30 seconds. The recipient
sites were prepared using an incision design previ-
ously described by Allen.!” Briefly, blocked incisions
were used to denote the extent of coronal position-
ing of the flap (Fig. 5). A partial-thickness flap dis-
section was extended well into the vestibule to allow
passive coronal positioning of the flap.

Following preparation of the recipient bed, the con-
nective tissue graft was harvested using a single inci-
sion palatal harvest technique.!® Primary palatal flap
adaptation was achieved and the donor site sutured
using 5.0 chromic gut suture (Fig. 6). The graft was
adapted to the recipient bed (Fig. 7) and the flap
coronally positioned and secured, also with 5.0
chromic gut suture (Fig. 8). The subsequent healing
period was uneventful following all surgeries, with no
recurrence of gingival pemphigoid lesions. The patient
continued on topical corticosteroid treatment through-
out the surgical and healing phases of treatment.

With her condition controlled and in remission, the
patient’s topical steroid regimen was gradually
decreased over time. Daily dosing was decreased
from 3 times daily to twice daily applications of
betamethasone dipropionate 0.05% gel. With contin-
ued remission, the patient was instructed to use the
medication only if there was recurrence of the pem-
phigoid lesions.

After a follow-up period of 18 months, nearly 100%
root coverage was evident with no inflammation, min-
imal probing depths, and favorable esthetics (Fig. 9).
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Figure 4.
Three mm Miller Class | recessions on teeth #1 1 and |2 at the time
of surgery.

Figure 5.

Blocked incision flap design of connective tissue graft recipient site.

During this time, there was only an occasional recur-
rence of erythema, particularly in the area of tooth
#7, which was treated with betamethasone dipropi-
onate 0.05% gel only as needed (Fig. 10). No ery-
thema, pain, or ulceration has been associated with
any of the grafted sites during the entire follow-up
period. The patient is on a 6-month recall schedule
in the Stomatology Center and on yearly recall with
her ophthalmologist.

DISCUSSION

Cicatricial pemphigoid is a chronic mucocutaneous
disorder that presents with erythema, vesicles, and
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Figure 6.
Single incision palatal harvest of connective tissue graft donor site.

Figure 8.
Flap coronally positioned over connective tissue graft.

ulcerations with sloughing, easily displaced surface
epithelium, also known as Nikolsky’s sign. Clinically,
cicatricial pemphigoid is often indistinguishable from
other vesiculobullous diseases such as erosive lichen
planus, pemphigus vulgaris, linear IgA disease, lupus
erythematosus, and chronic ulcerative stomatitis. It
is not unusual for these conditions to be misdiag-
nosed as gingivitis, periodontitis, or acute necrotizing
ulcerative periodontitis.!®

Biopsy specimens of cicatricial pemphigoid usu-
ally show separation of the epithelium from the under-
lying connective tissue in what is often described as
a sub-basilar split. Such histologic findings lead to a
differential diagnosis of cicatricial or bullous pem-
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Figure 7.
Harvested connective tissue graft sutured in situ.

Figure 9.
100% root coverage at |8 months. Note healthy tissue contours and
color.

phigoid, linear IgA disease, bullous lichen planus,
erythema multiforme, epidermolysis bullosa acquisita,
dermatitis herpetiformis, or herpes gestationis.%!! As
evidenced by this report, vesiculobullous conditions
such as cicatricial pemphigoid do not always adhere
to a typical histological presentation. Data from our
Stomatology Center indicate that gingival cicatricial
pemphigoid will sometimes present normal histologic
features or a non-specific inflammatory response.
This emphasizes the importance of direct immuno-
fluorescence techniques in establishing a definitive
diagnosis. The presence of linear deposition of IgG
and C3 along the basement membrane is a univer-
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Figure 10.
Results at |8 months.

sally accepted finding in cicatricial pemphigoid,8
although IgM, IgA, and fibrinogen have also been
observed.10.20

Review of the literature has revealed no consensus
as to the proper treatment regimens for patients with
oral cicatricial pemphigoid.!! Large-scale clinical tri-
als are lacking, with most of the published literature
consisting of case reports or case series. Therefore,
treatment is generally directed towards controlling
the patient’s symptoms, eliminating inflammation
caused by plaque or prosthetic devices, and eradi-
cating gingival and mucosal lesions. It is not known
whether treatment of asymptomatic lesions is nec-
essary to prevent disease progression.2! Periodic oral
and ophthalmologic examinations, however, are uni-
versal recommendations.?!

This paper describes the successful treatment of
multiple gingival recessions in a patient diagnosed
with cicatricial pemphigoid. Management of the oral
lesions was achieved using only topical corticosteroid
treatment. Following elimination of the lesions, the
patient’s gingival recessions were treated using con-
nective tissue grafts. Topical corticosteroid therapy
was not discontinued at any time during the healing
phase. The patient has remained free of pemphigoid-
associated lesions for over 18 months and nearly
100% root coverage has been maintained.

The use of connective tissue grafts for the cover-
age of denuded root surfaces is well documented in
the literature.22 However, this is the only known case
of connective tissue grafting involving a mucocuta-
neous disorder and concomitant topical corticosteroid
therapy. In fact, few articles address any type of peri-
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odontal or prosthetic treatment in patients with muco-
cutaneous disorders. Chaikin used free soft tissue
autografts (FSTA) to eliminate the affected buccal
gingiva in a case of long-standing chronic desqua-
mative gingivitis.!# The rationale for treatment
stemmed from the inability to obtain control of the
patient’s symptoms with repeated systemic steroid
administration. Therefore, the author successfully
replaced the affected buccal gingiva with healthy
palatal tissue and was able to alleviate the patient’s
symptoms. No definitive diagnosis was given,
although histopathology revealed a separation
between the epithelium and the underlying connec-
tive tissue, a finding consistent with cicatricial pem-
phigoid.

In a similar clinical and histologic case study, Pini
Prato and coworkers eliminated lesions associated
with oral lichen planus by using FSTA.!® In addition,
they transplanted the lichen planus lesions to the
donor palatal wound to attempt to initiate lichen
planus in a previously uninvolved site. They found
that an FSTA could eliminate lichen planus lesions
and that these lesions could be transplanted to pre-
viously healthy sites. The authors concluded that the
basal cells which are the target of the autoimmune
response must be eradicated in order to prevent recur-
rence of erythema and ulceration. !?

In contrast to the aforementioned reports, the
grafting procedures described in the present paper
were performed following elimination of the pem-
phigoid lesions for the purpose of covering denuded
root surfaces. Connective tissue grafts have the
advantage of bilaminar blood supply, a minimal
palatal wound, an accelerated healing phase com-
pared to FSTA, and superior esthetics.2324 However,
the surgeon must be able to manipulate the pedicle
flap over the connective tissue graft. Active vesiculo-
bullous lesions prevent manipulation of the pedicle
flap due to sloughing tissue, inflammation, and lack
of elasticity. Therefore, it is imperative that if con-
nective tissue grafting is indicated in patients with
desquamative conditions, the gingiva at the recipi-
ent site must be free of active desquamation over an
extended period of time prior to entering into the
surgical phase.

Brain and coworkers recently described connective
tissue grafting for root coverage in a patient with dys-
trophic epidermolysis bullosa (EB).!6 Dystrophic EB
is characterized by blistering below the basement
membrane within the dermis, causing a histologic
split similar to that seen in cicatricial pemphigoid
patients. Treatment for EB is palliative in nature, with
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no known cure. Therefore, the authors were forced to
perform surgery in less-than-optimal conditions. They
found that manipulation of the epithelium associated
with the surgical area was not possible due to slough-
ing following the slightest contact or suction. Fol-
lowing multiple procedures, however, the authors were
successful in obtaining near-complete root coverage.

The use of topical corticosteroids is a potential
complicating factor in the surgical management of
these patients. The anti-inflammatory and immuno-
suppressant effects of topical corticosteroids may be
detrimental to normal wound healing and directly
related to the potency of the medication and the dura-
tion of treatment.2> Corticosteroids can retard wound
healing by causing morphological and functional
changes in fibroblasts. This may result in reduced
collagen synthesis and turnover, as well as inhibition
of glycosaminoglycan production.?6-28 Alteration of
the enzymes involved in collagen synthesis and sup-
pression of collagenase production have been
reported.27-29

Marks and coworkers found that a weak (hydro-
cortisone cream 1%) and medium strength (fluoci-
nolone acetonide ointment 0.025%) topical steroid
applied to full-thickness skin wounds in an animal
model significantly retarded wound healing when
compared to vehicles alone.3° This was attributed
not only to the aforementioned connective tissue alter-
ations, but also to the impairment of epidermal regen-
eration,2® mitotic activity,>! and DNA synthesis.3%33
Using a similar animal model, Nguyen and cowork-
ers found that dexamethasone sodium phosphate,
betamethasone sodium phosphate, and betametha-
sone sodium phosphate-acetate caused a 50% reduc-
tion in the total circulating white blood cells at the sur-
gical wound site immediately after wounding.>* This
may be another mechanism by which topical steroid
application can alter the normal wound healing
process.

Thinning of the mucosa is another detrimental
effect of long-term topical steroid use.3® This may
be due to a decrease in epidermal kinetic activity,3®
a decrease in keratinocyte thickness,3” flattening of
rete ridges,38 reduced mitotic activity,39 and reduced
production of collagen and ground substance.404!
This, in turn, may complicate preparation of the recip-
ient bed for the connective tissue graft as well as
pedicle flap manipulation. If surgery were to trigger
recurrence of the pemphigoid lesions in a patient
receiving a soft tissue graft, it would be important to
assess the degree of post-surgical wound healing
prior to increasing the frequency of administration of
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the steroid or prior to upgrading to a more potent
topical or systemic steroid treatment. Healing should
be allowed to continue without additional steroid
administration for at least 3 weeks to allow for graft
revascularization and adaptation. Once the graft and
wound are deemed stable, treatment to manage the
lesions can be modified as required.

Betamethasone dipropionate gel is an ultra-high
potency class of topical corticosteroid used in the
treatment of mucosal diseases that are resistant to
less potent topical medications. Although some reports
suggest that the use of ultra-high potency topical cor-
ticosteroids can result in a detectable systemic uptake
of the medication and potentially induce suppression
of endogenous corticosteroid production, others have
reported only minimal suppression of the hypothala-
mic-pituitary-adrenal axis.4? To date there are no
reports of adrenal suppression, hypertension, or other
untoward systemic effects following the topical use of
these medications in the oral cavity.

Most research in this area is reported in the der-
matology literature and pertains exclusively to extra-
oral applications. This does not take into account
conditions found in the intraoral environment. Con-
stant flushing of the oral cavity by saliva as well as
movement of the lips, tongue, and buccal mucosa
may prevent accumulation of the steroid on the gin-
giva and oral mucosa, thereby reducing the adverse
effects previously noted in extraoral applications.
Practitioners who are considering the use of the occlu-
sive therapy (i.e., plastic stents) to increase the
absorption and effectiveness of the medication must
keep this in mind.!?43 The use of stents is con-
traindicated for up to 6 weeks post-surgery in order
to avoid pressure necrosis or dislodgment of the graft.

The success of the mucogingival procedures pre-
sented in this report may be due to: 1) timely res-
olution of the gingival lesions; 2) the relatively
short-term use of the topical steroid prior to surgery;
3) limited detrimental effects of the steroid due to
physical removal within the oral cavity; and 4) care-
ful manipulation and postoperative management of
the tissues.

CONCLUSION

This report demonstrates the successful treatment of
multiple recessions in a patient with cicatricial pem-
phigoid. In patients with suspected mucocutaneous
disorders, it is imperative to establish a definitive
diagnosis via histopathologic and immunologic find-
ings. The goal of treatment should focus on eradica-
tion of the lesions prior to any periodontal surgery or

Lorenzana, Rees, Hallmon 235



236

Case Report

restorative interventions. Treatment regimens should
be conservative, using the minimal doses of topical
and systemic steroids necessary to achieve resolu-
tion of the lesions. This will then minimize possible
adverse effects that may compromise the success of
surgical therapy.
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